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Appendix A: Scope for the development of
the clinical guideline

Guideline title
Challenging behaviour and learning disabilities: prevention and interventions for

people with learning disabilities whose behaviour challenges

Short title
Challenging behaviour and learning disabilities

The remit
The Department of Health has asked NICE to prepare a clinical guideline on

‘challenging behaviour in people with learning disability.’

Clinical need for the guideline

Epidemiology

a)

b)

Learning disabilities are heterogeneous conditions, but are defined by 3 core
criteria: lower intellectual ability (usually defined as an IQ of less than 70),
significant impairment of social or adaptive functioning and onset in
childhood.

‘Learning disabilities’ is the widely used and accepted term in the UK. ltis a
term that has been used in Department of Health documents such as Valuing
people (2001) and is well understood by health and social care professionals
in the UK. It will therefore be used in this guideline, even though it is
recognised that ‘intellectual disabilities’ is becoming the more widely
accepted term internationally. The World Health Organisation’s International
statistical classification of diseases and related health problems (10" revised
edition) (ICD-10) currently uses the term ‘mental retardation’. The group
working on ICD-11, due to be published in 2015, has proposed that it
amends this to ‘intellectual developmental disorders’. DSM-V, published in
May 2013, replaced the DSM-IV term ‘mental retardation’ with ‘intellectual
disability’.

ICD-10 defines 4 degrees of learning disability: mild (an 1Q of 50—-69),
moderate (an 1Q of 35-49), severe (an IQ of 20-34) and profound (an 1Q of
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d)

f)

less than 20). These categories have been criticised on the grounds that they
omit any measure of social or adaptive functioning. In addition, it has been
argued that in practice 1Q scores are often uncertain in people with more
severe learning disabilities. It is also widely recognised that 1Q scores are not
fixed throughout life, so provide only an approximate guide to intellectual
ability. Accordingly, many health and social care professionals object to
subdividing learning disabilities because such subdivisons create labels that
are then used to describe people, often inaccurately. Moreover, there are
numerous different ways of subdividing learning disabilities between and
within countries (for example, in the UK ‘mild’ and ‘moderate’ learning
disabilities/difficulties have different meanings in education services and in

health services).

Whatever subdivisions are used, a person with a milder degree of learning
disability may need support in only some areas (for example, budgeting,
planning and time management). The more severe a person’s learning
disability, the more likely the person is to have very limited communication
skills and a very significantly reduced ability to learn new skills. Likewise, the
more severe the learning disability, the more likely the person is to need
support with daily activities such as dressing, washing, eating, and mobility. It
is widely agreed that it is important to treat each person as an individual, with
their own specific needs, and it is recognised that a broad and detailed
assessment of needs is essential. This may include assessment of
communication skills, which may well be important when there is behaviour

that challenges.

Learning disabilities are pervasive and are different from specific learning

difficulties such as dyslexia, which do not affect intellectual ability.

Some people with learning disabilities display behaviour that challenges.
‘Behaviour that challenges’ describes actions that often result from the
interaction between individual and environmental factors. It includes
aggression toward others, self-injury, stereotypic behaviour (such as rocking
or hand flapping), disruptive or destructive behaviour and withdrawn
behaviour. It can also include violence, arson or sexual abuse, thereby

bringing the person into contact with the criminal justice system. The most

Challenging behaviour and learning disabilities
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)

h)

widely used definition of such behaviour is ‘culturally abnormal behaviour(s)
of such intensity, frequency or duration that the physical safety of the person
or others is likely to be placed in serious jeopardy, or behaviour which is
likely to seriously limit use, or result in the person being denied access to,
ordinary community facilities’®. Such behaviours increase the likelihood that
restrictive and aversive management strategies will be used and can result in

people being excluded from services and from ordinary community life.

The terms ‘challenging behaviour’ and ‘behaviour that challenges’ are
deliberately designed to remind professionals that the behaviour is a
challenge to services, families and carers. Neither term is intended to be a
diagnosis. The behaviour may appear in some environments and not others,
and the same behaviour may be considered challenging in some settings or
cultures but not in others. ‘Challenging behaviour’ or ‘behaviour that
challenges’ can therefore be seen as a socially constructed concept that is
the product of individual and environmental factors interacting. In order for
behaviour to be considered ‘challenging’, it is necessary to take account of
the environment in which it is occurring, its impact on others, and the
capability of the staff/carers to support the person in that environment.
Nevertheless, if such behaviour has serious consequences for the person or
for other people, it is likely to be considered challenging in most settings in

which it occurs.

Behaviour that challenges is relatively common among people with learning
disabilities, although the criteria used to define it affect estimates of
prevalence. Prevalence rates of 5-15% have been reported in people who
are in contact with educational, health or social care services for people with
learning disabilities. Substantially higher rates (30-40%) are found in people
with learning disabilities who live in mental health hospitals than in those who

live in the community.

Behaviour that challenges has been found to correlate with severity of

learning disabilities, with a general trend toward an increased prevalence of

% Emerson C. (1995) Challenging Behaviour: Analysis and intervention in people with
learning difficulties. Cambridge: Cambridge University Press.
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)

K)

such behaviour in people with more severe learning disabilities. This is not to
say that behaviour that challenges never occurs in people with mild learning
disabilities, but is known to be less common among this group (although
when it does occur it can bring the person into contact with the criminal
justice system). People with profound and multiple learning disabilities, who
often have serious physical disabilities, may not be physically able to show

some behaviours that challenge but may still show self-injurious behaviour.

Prevalence rates for behaviour that challenges in people with learning
disabilities have also been found to be sensitive to age. The highest rates are
observed during late adolescence (which may result from the difficulties
experienced in transitions between services), falling to lower levels in later
adulthood. Increases in the number of people living longer who acquire

dementia may affect this pattern in the future.

There are likely to be a number of underlying factors that contribute to the
likelihood of behaviour that challenges for people with learning disabilities,
including communication difficulties, sensory impairments, sensory
processing difficulties, physical or mental health problems, emotional
difficulties, neuropsychiatric disorders, pervasive developmental disorders,
phenotype-related behaviours, abuse, psychological trauma and attachment

difficulties.

Behaviour that challenges also results from environmental factors (including
social, physical and emotional environmental factors). In particular, the social
environment has a major effect on rates of behaviour that challenges, and if
people are cared for in environments that are inadequate in some way (for
example, that do not respond well to their needs because of staff knowledge,
training, awareness or attitudes), behaviour that challenges is likely to
develop. Carers or staff can influence the occurrence of behaviour that
challenges by providing or removing social attention and by presenting or
removing demands and physical objects. Many other aspects of the
environment are also known to have a major effect on behaviour that
challenges, for example: neglect, abuse, quality of social interaction, lack of
meaningful occupation, lack of sensory input, lack of choice, excessive noise,

and crowded, barren, unresponsive and unpredictable environments.

Challenging behaviour and learning disabilities
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m)

The factors that contribute to the likelihood of behaviour that challenges for
any one person are likely to be multiple and to involve physical, emotional
and social environmental factors. Thorough assessments of the person and
their environment are needed and functional analyses are likely to be useful
to identify the relevant factors. Interventions are typically based on a
formulation of the relevant factors for each person and may involve
intervening at multiple levels (including at the physical, emotional and social

environmental levels).

Behaviour that challenges affects the quality of life of the person and their
family and carers. In the most extreme instances it may become difficult to
take the person out of their home and into the community. This means the
person may be living in a restrictive environment. Other people may be

placed in restrictive environments to live, often for years at a time.

A.2.2 Current practice

a)

b)

Medication is the most common intervention used to manage behaviour that
challenges. Although it may be effective for some people, it is considered by
most professionals to be overused and there is a danger that it may simply
sedate the person and lead to polypharmacy. A significant proportion of the
antipsychotic medication given to people with learning disabilities is for the

management of behaviour that challenges.

Behavioural techniques (including applied behaviour analysis and positive
behaviour support, as well as cognitive behavioural therapy) are the next
most commonly used interventions to manage behaviour that challenges.
Such interventions normally include communication assessments and
intervention strategies. However, the research evidence shows that most
people with learning disabilities do not receive evidence-based interventions

for behaviour that challenges.

Families provide the majority of support for most people with learning
disabilities. Outside the families, the majority of support is funded by social
services (for example, support for self-care, daily living, daytime activities and
respite care, specialist equipment and adaptations). Most of this support is
not directly provided by social services but by independent agencies (often

Challenging behaviour and learning disabilities
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not-for-profit agencies). Increasingly the support is provided through personal
budgets. In addition, children, young people and adults may receive
education services (such as special needs education services in mainstream
schools and colleges, services in special schools or classes in further
education colleges). People whose behaviour challenges may also use
additional specialist health services, which tend to be provided and organised
by community teams. For children and young people these services are
usually embedded in Child and Adolescent Mental Health Services teams,
although many families report that services from these teams are variable.
For adults, the specialist services are usually provided by Community
Learning Disabilities Teams. The transition from child to adult services is
often badly managed, as are other transitions (for example, to services for
older people). Services are often lacking for adults with a mild learning
disability who may have significant behaviour that challenges but are
otherwise relatively able, because they may fall outside the Fair Access to
Care Services criteria used by social services and the criteria used by the
NHS.

d) In terms of living situations, people with learning disabilities whose behaviour
challenges may be supported at home with their families, in residential
services of various kinds (including residential special schools and residential
services for adults) or in homes with their own tenancies (when adults),
sometimes with the support of specialist teams. Severe behaviour that
challenges is a common reason for long-term placement in residential special
schools, assessment and treatment units or other settings. These are often
located outside the person’s area, sometimes hundreds of miles away. Such

services may be run by independent agencies or by the NHS.

A.3 The guideline

The guideline development process is described in detail on the NICE website (see

section 6, ‘Further information’).

This scope defines what the guideline will (and will not) examine, and what the
guideline developers will consider. The scope is based on the referral from the

Department of Health.

Challenging behaviour and learning disabilities
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The areas that will be addressed by the guideline are described in the following

sections.

A.4 Population
A.4.1 Groups that will be covered
a) Children, young people and adults with mild, moderate, severe or profound
learning disabilities and behaviour that challenges, and their families and

carers.

b) Special consideration will be given with regard to a number of equality
issues. Please see equality impact assessment form — scoping for further

details.

A.4.2 Care setting
a) The guideline will cover the care and shared care provided or commissioned

by health and social care, in whatever care setting the person resides.

A.5 Management and support

A.5.1 Key issues that will be covered
a) Anticipating and preventing behaviour that challenges in children, young

people and adults with learning disabilities, including:

¢ identification of those at risk of developing behaviour that challenges

e methods and tools for personal assessment (including assessment of
sensory deficits, sensory processing disorders, physical health status,
communication needs, emotional needs, mental health needs)

e assessment of environmental factors, including the physical
environment, the social environment, parent, carers and staff attitudes,
skills and staff competence

¢ interventions to prevent the development of behaviour that challenges.

b) Assessment of children, young people and adults with learning disabilities

who have already developed behaviour that challenges, including:

¢ methods and tools for assessment including assessment of sensory

deficits, sensory processing disorders, physical health status,

Challenging behaviour and learning disabilities
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communication needs, emotional needs and mental health needs, and
individual and environmental risk factors

e assessment of environmental factors, including the physical
environment, the social environment, parent, carers and staff attitudes,
skills and staff competence

¢ functional assessment (including functional analysis) and formulation

e assessment of staff/carer stress and attributes that contribute to their

capacity to support the person.
C) Interventions to reduce and manage behaviour that challenges, including:

e environmental changes (including physical and social environments)

e psychosocial interventions (including a broad range of therapies, such
as communication interventions, applied behaviour analysis, positive
behaviour support and cognitive behavioural therapy) for the short- and
long-term reduction and management of behaviour that challenges

e pharmacological interventions for the short- and long-term reduction
and management of behaviour that challenges
Note that guideline recommendations will normally fall within licensed
indications; exceptionally, and only if clearly supported by evidence, use
outside a licensed indication may be recommended. The guideline will
assume that prescribers will use a drug’s summary of product
characteristics to inform decisions made with individual service users.

¢ interventions aimed at reducing health risks and increasing an
individual’s understanding of their physical illness or mental health
problems, and thereby possibly reducing the contribution of untreated
physical illness to the development and maintenance of behaviour that
challenges

¢ interventions aimed at potentially offending behaviour

e reactive strategies, including safe and ethical use of restrictive
interventions, such as physical restraint, mechanical restraint,

confinement, containment and seclusion, and the alternatives to these.

Challenging behaviour and learning disabilities
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d)

f)

)

Training or education needed to allow health and social care professionals,
paid carers and families to provide good-quality services and carry out all the

above interventions if these are evidence based.
Transitions between services

Interventions and support for family and carers (including paid carers) which
aim to improve the health and well-being of the family and carers

Strategies to engage family and carers as a resource in the design,
implementation and monitoring of interventions for the person with a learning

disability.

Issues that will not be covered

a)

Management of coexisting conditions, unless these affect interventions,
management or support for people with learning disabilities and behaviour

that challenges.

Main outcomes

a)
b)
C)
d)
e)
f)
9)

h)

)

K)

Severity, frequency and duration of the targeted behaviour that challenges.
Adaptive functioning, including communication skills.

Mental and psychological health outcomes (such as mood and anxiety).
Quality of life.

Service user and carer satisfaction.

Effects on carer stress and resilience.

Adverse effects on other people with learning disabilities.

Rates of seclusion.

Rates of manual restraint.

Use of psychoactive medication.

Premature death.

Challenging behaviour and learning disabilities
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) Rates of placement breakdown.

m) Use of inpatient placements (including out-of-area placements).

Economic aspects
Developers will take into account both clinical and cost effectiveness when making

recommendations involving a choice between alternative interventions. A review of
the economic evidence will be conducted and analyses will be carried out as
appropriate. The preferred unit of effectiveness is the quality-adjusted life year
(QALY) but a different unit of effectiveness may be used depending on the availability
of appropriate clinical and utility data for people with learning disability and behaviour
that challenges. The costs considered will usually be only from an NHS and personal
social services (PSS) perspective, although economic analyses will attempt to
incorporate wider costs associated with the care of people with learning disabilities
and behaviour that challenges if appropriate cost data are available. Further detail on

the methods can be found in 'The guidelines manual' (see ‘Further information’).

Status

Scope
This is the final scope.

Timing
The development of the guideline recommendations will begin in July 2013.

Related NICE guidance
e Autism in adults. NICE clinical guideline 142 (2012).

e The epilepsies. NICE clinical guideline 137 (2012).

e Service user experience in adult mental health. NICE clinical guidance 136 (2011).
e Self-harm: longer-term management. NICE clinical guideline 133 (2011).

e Autism diagnosis in children and young people. NICE clinical guideline 128 (2011).
¢ Dementia. NICE clinical guideline 42 (2006).

e Self-harm. NICE clinical guideline 16 (2004).

Challenging behaviour and learning disabilities
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Guidance under development
NICE is currently developing the following related guidance (details available from

the NICE website):

¢ Autism: the management and support of children and young people on the autism
spectrum. NICE clinical guideline. Publication expected August 2013.

¢ Violence and aggression. NICE clinical guideline. Publication expected December
2014.

Further information
Information on the guideline development process is provided in the following

documents, available from the NICE website:

e ‘How NICE clinical guidelines are developed: an overview for stakeholders the
public and the NHS’

e ‘The guidelines manual'.

Information on the progress of the guideline will also be available from the NICE

website.
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Appendix B: Declarations of interests by
Guideline Development Group members

With a range of practical experience relevant to behaviour that challenges in people with
learning disabilities in the GDG, members were appointed because of their understanding
and expertise in healthcare for people with behaviour that challenges in people with learning
disabilities and support for their families and carers, including: scientific issues; health
research; the delivery and receipt of healthcare, along with the work of the healthcare
industry; and the role of professional organisations and organisations for people with learning
disabilities and behaviour that challenges and their families and carers.

To minimise and manage any potential conflicts of interest, and to avoid any public concern
that commercial or other financial interests have affected the work of the GDG and
influenced guidance, members of the GDG must declare as a matter of public record any
interests held by themselves or their families which fall under specified categories (see
below). These categories include any relationships they have with the healthcare industries,
professional organisations and organisations for people with learning disabilities and
behaviour that challenges and their families/carers.

Individuals invited to join the GDG were asked to declare their interests before being
appointed. To allow the management of any potential conflicts of interest that might arise
during the development of the guideline, GDG members were also asked to declare their
interests at each GDG meeting throughout the guideline development process. The interests
of all the members of the GDG are listed below, including interests declared prior to
appointment and during the guideline development process.

Categories of interest to be written in third person
e Paid employment

¢ Personal pecuniary interest: financial payments or other benefits from either the
manufacturer or the owner of the product or service under consideration in this guideline,
or the industry or sector from which the product or service comes. This includes holding a
directorship or other paid position; carrying out consultancy or fee paid work; having
shareholdings or other beneficial interests; receiving expenses and hospitality over and
above what would be reasonably expected to attend meetings and conferences.

o Personal family interest: financial payments or other benefits from the healthcare industry
that were received by a member of your family.

e Non-personal pecuniary interest: financial payments or other benefits received by the
GDG member’s organisation or department, but where the GDG member has not
personally received payment, including fellowships and other support provided by the
healthcare industry. This includes a grant or fellowship or other payment to sponsor a
post, or contribute to the running costs of the department; commissioning of research or
other work; contracts with, or grants from, NICE.

¢ Personal non-pecuniary interest: these include, but are not limited to, clear opinions or
public statements you have made about Psychosis & Schizophrenia in Adults, holding
office in a professional organisation or advocacy group with a direct interest in Psychosis
& Schizophrenia in Adults, other reputational risks relevant to Psychosis & Schizophrenia
in Adults.

Challenging behaviour and learning disabilities
14





Appendices A-G

Declarations of interest

Glynis Murphy (Chair)

Employment - S .
ploy Professor of Clinical Psychology & Disability, Co-Director

of the Tizard Centre, University of Kent

Personal pecuniary interest Until October 2012 | was employed (part-time) by the
NHS

I do conduct consultancy at times, for the NHS and
sometimes for the police/lawyers (usually in relation to
clients with challenging behaviour or offending
behaviour), normally contracted for through the
University of Kent Enterprise dept, and paid for through
my University of Kent salary.

| am co-editor of JARID, for which | receive a small
annual payment from Wileys.

Member of a CQC panel.

Member of a NOMS accreditation panel.
Personal family interest None

Non-personal pecuniary interest I (and the Tizard Centre for which | am Co-Director) are
in receipt of research grants from NIHR and elsewhere
(eg charities).

The Tizard Centre also runs training (undergraduate and
postgraduate) for staff from Learning Disabilities
services.

| (and the Tizard Centre for which | am Co-Director) are
in receipt of a research grant to look at the treatment of
sexually abusive behaviour in young people with a
learning disability.

Personal non-pecuniary interest | have conducted research into challenging behaviour
(see my CV).

| chair an organisation called SOTSEC-ID which
provides treatment for men with ID and sexually harmful
behaviour (see www.kent.ac.uk/tizard/sotsec ). This
organisation also runs training for therapists.

| was President of IASSIDD until 2012 and am now
Immediate Past president and still involved in the
running of IASSIDD (see www.lassidd.org )

Actions taken None
Steve Pilling (Facilitator)
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Employment

Personal non-pecuniary interest

Actions taken
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Non-personal pecuniary interest

Personal non-pecuniary interest

Actions taken
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Personal non-pecuniary interest
Actions taken

Victoria Slonims
Employment
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Guy's and St Thomas' NHS Foundation Trust

ADOS trainer
None
None
None
None

Senior Editor, NCCMH
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Appendix C: Special advisors to the
Guideline Development Group

Those who acted as advisors on specialist topics or have contributed to the process by
meeting the Guideline Development Group:

e Gemma Griffiths, Bangor University
¢ Mieke Heyvaert, Katholieke Universiteit Leuven

Challenging behaviour and learning disabilities
23





Appendices A-G

Appendix D: Stakeholders who submitted

comments in response to the consultation
draft of the guideline

To be added post consultation.

Challenging behaviour and learning disabilities
24





Appendices A-G

Appendix E: Researchers contacted to
request information about unpublished or
soon-to-be published studies
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Dr Brightman

Dr Hagiliassis

Dr Camilleri Dr Hand
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Appendix F: Analytical framework,
protocols
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F.2 Review guestions

11 In people with a learning disability, what are the circumstances, risk factors and
antecedents associated with the development of behaviour that challenges?
1.2 In people with a learning disability, what is the utility of methods and tools used to assess

the circumstances, risk factors and antecedents associated with the development of
behaviour that challenges (including assessment of sensory deficits, sensory processing
disorders, physical health status, communication needs, emotional needs, mental health
needs, and environmental factors)?

2.1 In people with a learning disability, what are the key components of, and the most effective
structure for, an assessment of the behaviour that challenges across a range of settings?

To answer this question, consideration should be given to:
¢ methods of assessment (including functional analysis)
e formal assessment tools/ psychological instruments (including risk assessment)
e biological and physical health measures

2.2 In people with a learning disability and behaviour that challenges, what is the utility of
methods and tools for assessment?
2.3 In carers of people with a learning disability and behaviour that challenges, what is the

utility of methods used to assess and monitor their capacity to support the person?

To answer this question, consideration should be given to the:
e identification of appropriate carers
e assessment of carers skills and capacity

3.1 In people with a learning disability, what are the benefits and potential harms of
interventions (including early intervention) aimed at preventing the development of
behaviour that challenges?

3.2 In people with a learning disability, and their carers, what are the benefits and potential
harms of interventions aimed at reducing health risks and increasing understanding of
physical illness or mental health problems in relation to the prevention or management of
the behaviour that challenges?

4.1 In people with a learning disability and behaviour that challenges, what are the benefits
and potential harms associated with environmental changes (including the physical and
social environments) aimed at reducing and managing behaviour that challenges
(including potentially offending behaviour)?

4.2 In people with a learning disability and behaviour that challenges, what are the benefits
and potential harms associated with psychosocial interventions (including a broad range of
therapies, such as communication interventions, applied behaviour analysis, positive
behaviour support and cognitive behavioural therapy) aimed at reducing and managing
behaviour that challenges (including potentially offending behaviour)?

4.3 In people with a learning disability and behaviour that challenges, what are the benefits
and potential harms associated with pharmacological interventions aimed at reducing and
managing behaviour that challenges (including potentially offending behaviour)?

4.4 In people with a learning disability and behaviour that challenges, what are the benefits

and potential harms of ‘reactive strategies’ (including physical restraint, mechanical
restraint, confinement, and containment and seclusion) aimed at managing behaviour that

challenges?

5.1 In family and carers of people with a learning disability and behaviour that challenges, what
are the benefits and potential harms of interventions aimed at improving their health and
well-being?

5.2 What are the benefits and potential harms of strategies aimed at engaging the family and

carers of people with a learning disability and challenging behaviour as a resource in the
design, implementation and monitoring of interventions for the person with a learning
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disability and challenging behaviour?

6.1 What are the benefits and potential to allow health and social care professionals and
carers to provide good-quality services and carry out evidence based interventions
designed to reduce or manage behaviour that challenges in people with a learning
disability?

7.1 In people with a learning disability and behaviour that challenges, what are the effective
models for transition between services (for example child-adult, adult-older adult, NHS-
social care/residential)?

To answer this question, consideration should be given to:
e the structure, design and delivery of care pathways
¢ the nature and duration of support provided during transition.

8.1 In people with a learning disability and behaviour that challenges, what are their
experiences of having a learning disability and behaviour that challenges, of access to
services, and of treatment?

8.2 For the family carers of people with a learning disability and behaviour that challenges,
what are their experiences of caring for people with a learning disability and behaviour that
challenges, and what support is available for families, partners and carers?

Challenging behaviour and learning disabilities
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F.3 Review protocols

F.3.1 Topic: Anticipation and identification
Item

No.

1.

ltem
Review question(s) [15]*

Sub-question(s)
Searches [16]*

Details

RQ1.1: In people with a learning disability, what are the circumstances,risk factors and antecedents associated with the
development of behaviour that challenges?

RQ1.2: In people with a learning disability, what is the utility of methods and tools used to assess the circumstances, risk factors
and antecedents associated with the development of behaviour that challenges (including assessment of sensory deficits, sensory
processing disorders, physical health status, communication needs, emotional needs, environmental factors and mental health
needs)?

RQ1.1 (updates McLintock et al 2013)
Major bibliographic databases:
Embase (2003 to October 2014), MEDLINE/PreMEDLINE (2003 to October 2014), PsycINFO (2003 to October 2014)

RQ1.2:
Major bibliographic databases:
Embase (inception to October 2014), MEDLINE/PreMEDLINE (inception to October 2014), PsycINFO (inception to October 2014)

Note. Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they have
been published or made available in a full report.

Other resources of evidence:

¢ Reference lists of included studies

¢ Registered stakeholders

e Trial authors and drug companies

e Trial registries (http://www.controlled-trials.com/ ; https://www.clinicaltrialsregister.eu)
e PROSPERO (http://www.crd.york.ac.uk/Prospero/)
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Item
No. ltem

4.  Condition or domain being
studied [18]*

5.  Participants/ population [19]*

6. Intervention(s), exposure(s)
[20]*

Details

¢ Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will be
checked to determine if they have been published in an English language journal. Studies that have not been published in an
English language journal will not be included in the review.

Note. Unpublished data will only be included where a full trial report is available with sufficient detail to properly assess the risk of
bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that summary data from
the study and the study’s characteristics will be published in the full guideline.

Challenging behaviour and learning disabilities

Definitions:
Challenging behaviour:

“Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person or others is
likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in the person being denied
access to, ordinary community facilities (Emerson, 1995).”

Learning disabilities:

Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an IQ of less than 70),
significant impairment of social or adaptive functioning and onset in childhood. This corresponds to ‘'mental retardation’ as
described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).

Children, young people and adults with a mild, moderate, severe or profound learning disability.

Exclude coexisting conditions (unless these affect interventions, management or support for people with a learning disability and
behaviour that challenges).

Circumstances, risk factors and antecedents for challenging behaviour:

Circumstance = A fact or condition connected with or relevant to an event or action

Risk factor = a variable associated with an increased risk of disease/disorder

Antecedent = anything that precedes another thing, especially the cause of the second thing.

Methods and tools used to assess the circumstances, risk factors and antecedents associated with the development of behaviour
that challenges:

methods and tools for personal assessment (including assessment of sensory deficits, sensory processing disorders, physical
health status, communication needs, emotional needs and mental health needs)

assessment of environmental factors (including the physical environment, the social environment, parent, carers and staff
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Item
No. ltem

7. Comparator(s)/ control [21]*

8.  Types of study to be
included initially [22]*

9. Context [23]*

10. Primary/Critical outcomes
[24]*

Details
attitudes, skills and staff competence)

N/A
RQ1.1: Any
RQ1.2: Any

Excluded studies that did not use instruments in English, to ensure greatest applicability to the UK.
Care and shared care provided or commissioned by health and social care, in whatever care setting the person resides.

RQ1.1: Correlation between risk factor and challenging behaviour
RQ1.2: Clinical utility (including sensitivity and specificity)

Definitions

Clinical utility: the instrument should be feasible and implementable in a routine clinical care, especially primary care. The
instrument should contribute to the identification of further assessment needs and inform decisions about referral to other services.

Psychometric data: The instrument should have established reliability and validity.

Psychometric properties of instruments that meet inclusion criteria will be evaluated according to the following criteria:

Reliability

e Inter-rater reliability — correlation between two raters (r 20.70) = relatively reliable.

o Test-retest reliability — stability of the instrument as shown by the correlation between test scores in the same group of
participants across two different times (r 20.70) = relatively reliable.

e Internal consistency — the extent to which items measure a single construct (r 20.70 or a 20.50; k=0.40) = relatively reliable.

Validity

e Criterion validity — minimum r = 0.50 (or some suggest 0.30 to 0.40 is more reasonable).

Criterion validity refers to the degree to which there is a relationship between the instrument and some other established standard
of the measure of interest. There are two subtypes of criterion validity: (1) predictive validity (extent to which instrument scores are
correlated with performance on some future criterion) and (2) concurrent validity (extent to which instrument scores are correlated
with performance on a related criterion at the same time point).

e Construct validity r 20.50 or discrimination index = 0.3 to 0.7. Construct validity refers to the degree to which the instrument
measures the construct. Construct validity includes two subtypes: (1) discriminant validity (degree to which the instrument
differentiates between constructs that are different, such as cases and controls) and (2) convergent validity (correlation between
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Item
No. ltem

11. Secondary/Important, but
not critical outcomes [25]*

12. Data extraction (selection
and coding) [26]*

13. Risk of bias (quality)
assessment [27]*

14. Strategy for data synthesis
[28]*

Details
constructs that are similar).

N/A

Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened against the
eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-analysis. All primary-
level studies included after the first scan of citations will be acquired in full and re-evaluated for eligibility at the time they are being
entered into a study database (standardised template created in Microsoft Excel). Eligibility will be confirmed by at least one
member of the Guideline Development Group (GDG). The GDG are experts in the topic and/or research methodology. Two
researchers will extract data into the study database, comparing a sample of each other’s work for reliability. Discrepancies or
difficulties with coding will be resolved through discussion with members of the GDG.

Data to be extracted:

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist.

RQ1.1
Where appropriate, meta-analysis using a random-effects model will be used to combine results from similar studies.

RQ1.2:

We will conduct pooled diagnostic accuracy meta-analyses on the sensitivity and specificity of methods and tools to assess the
circumstances, risk factors and antecedents associated with the development of behaviour that challenges in people with a
learning disability (dependent on available data).

In the absence of adequate date, a narrative review of methods and tools to assess the circumstances,risk factors and
antecedents will be conducted and guided by available evidence, current practice and GDG consensus (for example, the clinical
utility of the tool and psychometric data evaluating its reliability and validity).

If existing reviews are found, the review team with advice from the Guideline Development Group (GDG) will assess their quality,
completeness, and applicability to the NHS and to the scope of the guideline. If the GDG agree that a systematic review
appropriately addresses a review question, we will search for studies conducted or published since the review was conducted, and
the GDG will assess if any additional studies could affect the conclusions of the previous review. If new studies could change the
conclusions, we will update the review and conduct a new analysis. If new studies could not change the conclusions of an existing
review, the GDG will use the existing review to inform their recommendations.

Challenging behaviour and learning disabilities 34





Appendices A-G

Iltem
No. Item Details
15. Analysis of subgroups or Subgroups include:
subsets [29] (including Population: Children and young people; adults.
sensitivity analyses) Degree of learning disability: mild (an 1Q of 50-69), moderate (an IQ of 35-49), severe (an IQ of 20-34) and profound (an IQ of

less than 20).

Form of challenging behaviour:

Self-injurious behaviour (includes head-banging, scratching, pulling, eye poking, picking, grinding teeth, eating non-foodstuffs)
Aggressive behaviour toward others (includes biting and scratching, hitting, pinching, grabbing, hair pulling, throwing objects,
verbal abuse, screaming, spitting).

Stereotyped behaviour (including repetitive movements, rocking, repetitive speech and repetitive manipulation of objects).

Non-person directed behaviour (includes damage to property, hyperactivity, stealing, inappropriate sexualised behaviour,
destruction of clothing, incontinence, lack of awareness of danger, withdrawal).

F.3.2 Topic: Monitoring and assessment

Item
No. Item Details
1. Review question(s) [15]* RQ2.1: In people with a learning disability, what are the key components of, and the most effective structure for, an assessment of
the behaviour that challenges across a range of settings? To answer this question, consideration should be given to:
methods of assessment (including functional analysis)
formal assessment tools/ psychological instruments (including risk assessment)
biological and physical health measures
RQ2.2: In people with a learning disability and behaviour that challenges, what is the utility of methods and tools for assessment?
RQ2.3: In carers of people with a learning disability and behaviour that challenges, what is the utility of methods used to assess
and monitor their capacity to support the person? To answer this question, consideration should be given to the:
identification of appropriate carers
assessment of carers skills and capacity
2.  Sub-question(s) RQ#:
3. Searches [16]* RQ2.1: N/A; GDG consensus-based
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Item

No.

4.

ltem

Condition or domain being
studied [18]*

Details

RQ2.2, 2.3:

Major bibliographic databases:

Embase (inception to October 2014), MEDLINE/PreMEDLINE (inception to October 2014), PsycINFO (inception to October 2014)

Note. Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they have
been published or made available in a full report.

Other resources of evidence:

¢ Reference lists of included studies

¢ Registered stakeholders

o Trial authors and drug companies

e Trial registries (http://www.controlled-trials.com/ ; https://www.clinicaltrialsregister.eu)
e PROSPERO (http://www.crd.york.ac.uk/Prospero/)

¢ Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will be
checked to determine if they have been published in an English language journal. Studies that have not been published in an
English language journal will not be included in the review.

Note. Unpublished data will only be included where a full trial report is available with sufficient detail to properly assess the risk of
bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that summary data from
the study and the study’s characteristics will be published in the full guideline.

Challenging behaviour and learning disabilities.

Definitions:

Challenging behaviour:

“Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person or others is
likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in the person being denied
access to, ordinary community facilities (Emerson, 1995).”

Learning disabilities:

Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an IQ of less than 70),
significant impairment of social or adaptive functioning and onset in childhood. This corresponds to 'mental retardation’ as
described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).
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Item
No. Iltem Details

5.  Participants/ population [19]* Children, young people and adults with a mild, moderate, severe or profound learning disability and their family carer and paid
carers.

Carers of people (children, young people and adults) with a learning disability and behaviour that challenges. The term ‘carers’
encompasses both family carers and paid carers.

Definitions:

o Family carer:
o Has personal experience of caring for one or more persons with CBLD who is a family member;
o Has personal contact with a family member who has CBLD, even though that individual may not reside in the family home;
o Is not paid to have a personal, continuous relationship with a person with CBLD.

o Not all family carers may be related by blood, but choose to support a person with a learning disability in the way described
above. [Adapted from Ward, C. (2001). Family matters: counting families in. London: Department of Health.]’

e Paid carer:
o Is paid to care for one or more persons with CBLD.

Exclude coexisting conditions (unless these affect interventions, management or support for people with a learning disability and
behaviour that challenges).

6. Intervention(s), exposure(s) RQ2.1: Assessment of the behaviour that challenges
[20]*
RQ2.2: Methods and tools for assessment (including assessment of sensory deficits, sensory processing disorders, physical
health status, communication needs, emotional needs, individual, environmental risk factors and mental health needs)

Assessment of environmental factors (including the physical environment, the social environment, parent, carers and staff
attitudes, skills and staff competence)

RQ2.3: Methods used to assess and monitor family carers and paid carers capacity to support the person with a learning disability
and behaviour that challenges

7. Comparator(s)/ control [21]*  N/A

8.  Types of study to be RQ2.1: N/A; GDG consensus-based
included initially [22]*
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Item
No. ltem

9. Context [23]*

10. Primary/Critical outcomes
[24]*

Details
RQ2.2: Any

RQ2.3: Any
Excluded studies that did not use instruments in English, to ensure greatest applicability to the UK.
Care and shared care provided or commissioned by health and social care, in whatever care setting the person resides.

RQ2.1: Clinical utility (including key components of, and the most effective structure for, an assessment of the behaviour that
challenges across a range of settings)

RQ2.2: Clinical utility (including sensitivity and specificity, utility and reliability)
RQ2.3: Clinical utility (including sensitivity and specificity, utility and reliability)

Definitions:

e Clinical utility: the instrument should be feasible and implementable in a routine clinical care, especially primary care. The
instrument should contribute to the identification of further assessment needs and inform decisions about referral to other
services.

Psychometric data: The instrument should have established reliability and validity.

Psychometric properties of instruments that meet inclusion criteria will be evaluated according to the following criteria:
Reliability

Inter-rater reliability — correlation between two raters (r 20.70) = relatively reliable.

Test-retest reliability — stability of the instrument as shown by the correlation between test scores in the same group of
participants across two different times (r 20.70) = relatively reliable.

e Internal consistency — the extent to which items measure a single construct (r 20.70 or a 20.50; k=0.40) = relatively reliable.
o Validity
o Criterion validity — minimum r = 0.50 (or some suggest 0.30 to 0.40 is more reasonable).

¢ Criterion validity refers to the degree to which there is a relationship between the instrument and some other established
standard of the measure of interest. There are two subtypes of criterion validity: (1) predictive validity (extent to which instrument
scores are correlated with performance on some future criterion) and (2) concurrent validity (extent to which instrument scores
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Item
No.

11.

12.

13.

14.

15.

ltem

Secondary/Important, but
not critical outcomes [25]*

Data extraction (selection
and coding) [26]*

Risk of bias (quality)
assessment [27]*

Strategy for data synthesis
[28]*

Analysis of subgroups or
subsets [29] (including
sensitivity analyses)

Details
are correlated with performance on a related criterion at the same time point).

e Construct validity r 20.50 or discrimination index = 0.3 to 0.7. Construct validity refers to the degree to which the instrument
measures the construct. Construct validity includes two subtypes: (1) discriminant validity (degree to which the instrument
differentiates between constructs that are different, such as cases and controls) and (2) convergent validity (correlation between
constructs that are similar).

N/A

Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened against the
eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-analysis. All primary-
level studies included after the first scan of citations will be acquired in full and re-evaluated for eligibility at the time they are being
entered into a study database (standardised template created in Microsoft Excel). Eligibility will be confirmed by at least one
member of the Guideline Development Group (GDG). The GDG are experts in the topic and/or research methodology. Two
researchers will extract data into the study database, comparing a sample of each other’s work for reliability. Discrepancies or
difficulties with coding will be resolved through discussion with members of the GDG.

Data to be extracted:

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist.
RQ2.1: The GDG will use a consensus-based approach to identify the key components of an effective assessment.

RQ2.2-2.3: We will conduct pooled diagnostic accuracy meta-analyses on the sensitivity and specificity of methods and tools for
assessment of people with challenging behaviour and a learning disability (dependent on available data).

In the absence of adequate date, a narrative review of assessment methods and tools will be conducted and guided by a pre-
defined list of consensus-based criteria (for example, the clinical utility of the tool and psychometric data evaluating its reliability
and validity).

Subgroups include:
e Population: Children and young people; adults

e Degree of learning disability: mild (an 1Q of 50—69), moderate (an IQ of 35—49), severe (an IQ of 20-34) and profound (an 1Q of
less than 20).

Form of challenging behaviour:
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F.3.3 Topic: Prevention Interventions

Item

No.

1.

ltem

Item
Review question(s) [15]*

Sub-question(s)
Searches [16]*

Details

¢ Self-injurious behaviour (includes head-banging, scratching, pulling, eye poking, picking, grinding teeth, eating non-foodstuffs)

o Aggressive behaviour toward others (includes biting and scratching, hitting, pinching, grabbing, hair pulling, throwing objects,
verbal abuse, screaming, spitting).

¢ Stereotyped behaviour (including repetitive movements, rocking, repetitive speech and repetitive manipulation of objects).

¢ Non-person directed behaviour (includes damage to property, hyperactivity, stealing, inappropriate sexualised behaviour,
destruction of clothing, incontinence, lack of awareness of danger, withdrawal).

Details

RQ3.1: In people with a learning disability, what are the benefits and potential harms of interventions (including early intervention)
aimed at preventing the development of behaviour that challenges?

RQ3.2: In people with a learning disability, and their carers, what are the benefits and potential harms of interventions aimed at
reducing health risks and increasing understanding of physical illness or mental health problems in relation to the prevention or
management of the behaviour that challenges?

RQ#:
RQ3.1,3.2;

RCTs:
Major bibliographic databases:

CENTRAL (inception to October 2014), CINAHL (inception to October 2014), Embase (inception to October 2014),
MEDLINE/PreMEDLINE (inception to October 2014), PsycINFO (inception to October 2014)

Topic databases:

AEI (inception to October 2014), ASSIA (inception to October 2014), BEI (inception to October 2014), ERIC (inception to October
2014), IBSS (inception to October 2014), SSCI (inception to October 2014), Sociological Abstracts (inception to October 2014),
Social Services Abstracts (inception to October 2014)

Systematic reviews of RCTSs:

Major bibliographic databases

CDSR (1999 to October 2014), DARE (1999 to October 2014), CINAHL (1999 to October 2014), Embase (1999 to October 2014),
MEDLINE/PreMEDLINE (1999 to October 2014), PsycINFO (1999 to October 2014)
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Topic databases:

AEI (1999 to October 2014), ASSIA (1999 to October 2014), BEI (1999 to October 2014), ERIC (1999 to October 2014), IBSS
(1999 to October 2014), SSCI (1999 to October 2014), Sociological Abstracts (1999 to October 2014), Social Services Abstracts
(1999 to October 2014)

Note. Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they have
been published or made available in a full report.

Other resources of evidence:

o Reference lists of included studies

¢ Registered stakeholders

e Trial authors and drug companies

o Trial registries (http://www.controlled-trials.com/ ; https://www.clinicaltrialsregister.eu)
e PROSPERO (http://www.crd.york.ac.uk/Prospero/)

¢ Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will be
checked to determine if they have been published in an English language journal. Studies that have not been published in an
English language journal will not be included in the review.

Note. Unpublished data will only be included where a full trial report is available with sufficient detail to properly assess the risk of
bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that summary data from
the study and the study’s characteristics will be published in the full guideline.

4.  Condition or domain being Challenging behaviour and learning disabilities
studied [18]*
Definitions:
e Challenging behaviour:

o “Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person or others is
likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in the person being denied
access to, ordinary community facilities (Emerson, 1995).”

e Learning disabilities:
o Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an 1Q of less than 70),
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5.  Participants/ population [19]*

6. Intervention(s), exposure(s)
[20]*

Details

significant impairment of social or adaptive functioning and onset in childhood. This corresponds to ‘'mental retardation’ as
described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).

Children, young people and adults with a mild, moderate, severe or profound learning disability.

Exclude coexisting conditions (unless these affect interventions, management or support for people with a learning disability and
behaviour that challenges).

If some, but not all, of a study’s participants are eligible for our review, we will ask the study authors for disaggregated data. If we
are unable to obtain the appropriate disaggregated data, then we will include a study only if: i) the majority of the study participants
are eligible or participants are eligible on average (e.g. the average 1Q < 70) and; ii) the GDG feel that the study’s overall quality
and directness is applicable to the review question.

Categorisation of intervention based on participants risk:

¢ Universal prevention intervention: Inclusion of people with a learning disability that have not been identified on the basis of
increased risk.

o Selective prevention intervention: Inclusion of people with a learning disability was done of the basis of risk factors (e.g.
biological, psychological, environmental or social) or a screening instrument based on risk factor research.

¢ Indicated prevention (IP) intervention: Inclusion of people with a learning disability was done of the basis of high risk with minimal
but detectable signs or symptoms foreshadowing the development of behaviour that challenges, but who do not meet criteria for
behaviour problems at the current time.

RQ 3.1: Psychosocial; Pharmacological; Environmental; Complex interventions (e.g. Combined psychological and
pharmacological interventions)

RQ3.2: Interventions aimed at reducing health risks and increasing an individual’'s and carers understanding of that persons
physical illness or mental health problems, and thereby possibly reducing the contribution of untreated physical iliness to the
development and maintenance of behaviour that challenges.

Excluded Interventions
Studies including participants exhibiting clinical significant behaviour that challenges.
Studies evaluating the process of interventions rather than outcomes (for example, uptake of programme)

Challenging behaviour and learning disabilities 42





Appendices A-G

Item
No. ltem

7.  Comparator(s)/ control [21]*

8.  Types of study to be
included initially [22]*

9. Context [23]*

10. Primary/Critical outcomes
[24]*

11. Secondary/Important, but
not critical outcomes [25]*

Details

Treatment as usual

No treatment, waitlist control, attention control
Any alternative prevention intervention

RCTs and systematic reviews of RCTs.

Crossover randomised trials will be included only if data from the first phase is available.

In the first instance, only data from RCTs or systematic reviews of RCTs will be included. If the GDG consider the RCT evidence to
be limited in terms of quality, directness or quantity, the range of included studies will be expanded to systematic reviews of non-
randomised studies (i.e. controlled before-after studies, interrupted time-series, small-n studies, observational studies). Such
reviews will only be included if the review team and GDG agree that the systematic review of non-randomised studies is of
adequate quality, completeness, and applicability to the NHS and to the scope of the guideline.

Care and shared care provided or commissioned by health and social care, in whatever care setting the person resides.

RQ3.1

Behaviour that challenges (Severity, frequency and duration)
Adaptive functioning, including communication skills.

Quality of life.

Service user and carer satisfaction.

RQ3.2

Behaviour that challenges (Severity, frequency and duration)

Adaptive functioning, including communication skills.

Quality of life.

Mental and psychological health outcomes (such as mood and anxiety).
Physical health outcomes

Service user and carer understanding of health risks

Service user and carer satisfaction.

Premature death.

RQ3.1

Mental and psychological health outcomes (such as mood and anxiety).
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Effects on carer stress and resilience.

Adverse effects on other people with a learning disability.
Rates of seclusion.

Rates of manual restraint.

Use of psychoactive medication.

Premature death.

Rates of placement breakdown.

Use of inpatient placements (including out-of-area placements).

RQ3.2

Effects on carer stress and resilience.

Adverse effects on other people with a learning disability.
Rates of seclusion.

Rates of manual restraint.

Use of psychoactive medication.

Rates of placement breakdown.

Use of inpatient placements (including out-of-area placements).

12. Data extraction (selection Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened against the
and coding) [26]* eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-analysis. All primary-
level studies included after the first scan of citations will be acquired in full and re-evaluated for eligibility at the time they are being
entered into a study database (standardised template created in Microsoft Excel). Eligibility will be confirmed by at least one
member of the Guideline Development Group (GDG). The GDG are experts in the topic and/or research methodology. Two
researchers will extract data into the study database, comparing a sample of each other’s work for reliability. Discrepancies or
difficulties with coding will be resolved through discussion with members of the GDG.

Data to be extracted:

Study characteristics (Study ID, Year, Intervention/comparison, Context or Setting, Recruitment location , Randomised N,
Diagnosis, Target Behaviour, IQ Cut-off, Run In/ Washout, Inclusion/exclusion criteria, Group assignment [number of groups,
randomisation, N cluster], Demographics [age, sex, race, |1Q, etc], Funding, Publication type, References, Risk of bias [Sequence
generation, Allocation concealment, Blinding, Missing outcome data, Selective outcome reporting])
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13. Risk of bias (quality)
assessment [27]*

14. Strategy for data synthesis
[28]*

Details
Comparisons (N, N post-treatment, N follow up, Intervention, Target group, Dose type, Dose, Frequency, Duration)

Outcomes (Outcome type, Outcome name, Data type, Rater, Weeks post-randomisation, Time point — phase, Outcome data [e.g.,
mean, SD, N, events]).

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist. The quality of evidence
for each outcome will be assessed using the GRADE approach.

Where appropriate, meta-analysis using a random-effects model will be used to combine results from similar studies. Alternatively,
a narrative synthesis will be used.

If existing reviews are found, the review team with advice from the Guideline Development Group (GDG) will assess their quality,
completeness, and applicability to the NHS and to the scope of the guideline. If the GDG agree that a systematic review
appropriately addresses a review question, we will search for studies conducted or published since the review was conducted, and
the GDG will assess if any additional studies could affect the conclusions of the previous review. If new studies could change the
conclusions, we will update the review and conduct a new analysis. If new studies could not change the conclusions of an existing
review, the GDG will use the existing review to inform their recommendations.

Repeated observations on participants:

If studies reports results for several periods of follow-up (e.g. 4 weeks, 12 weeks and 26 weeks post treatment) the longest follow-
up from each study shall be utilised in analyses. If the GDG feel that periods of follow-up are sufficiently distanced by time, we
shall consider defining several different outcomes, based on different periods of follow-up, and to perform separate analyses (e.g.
short-term, medium-term and long-term follow-up).

Method of dealing with missing data

Because imputation of missing data in order to perform a full ITT analysis is controversial, only the results for available participants
will be analysed in meta-analysis. However, for dichotomous outcomes a sensitivity analyses will be carried out whereby missing
data will be imputed according to worst case scenario. Outcomes from the sensitivity analysis will only be presented if the ITT
analysis differs significantly from the available case analysis.

GRADE methods

Whilst considering all of the below, our decisions will be based a greater amount on those studies that carry the greatest weight
within the outcome. If weight is distributed equally, all studies shall be considered equally.

Risk of bias: mark down 1 ROB if a single study demonstrates a crucial limitation for one criterion or some limitations for multiple,
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15. Analysis of subgroups or
subsets [29] (including
sensitivity analyses)

Details
OR if risk of bias across multiple studies is at moderate ROB; mark down 2 if there is a crucial limitation for one or more criteria
within a study OR if risk of bias across multiple studies is at high ROB.

Inconsistency: mark down 1 if 12 > 40%; mark down 2 if 12 > 75%. We shall also consider the variability in point estimates, overlap
of Cl and P-value (<0.05) in our decision.

Indirectness:review applicability of intervention, population and comparison. Consider down grading if >33% of population is not
relevant, if the intervention is not aimed primarily at reducing the targeted behaviour that challenges, or if the comparison may
reduce our confidence in the effect.

Imprecision: mark down 1 if optimal information size is not met with multiple studies (Guyatt, 2011); mark down 2 if optimal
information size is not met with a single study.

Publication bias: Where possible, use funnel plots to determine the presence of publication bias. If this is not possible, and we
have a strong suspicion that publication bias is present, mark down a maximum of 1.

Subgroups include:

e Population: Children and young people; adults

e Degree of learning disability: mild (an 1Q of 50—69), moderate (an IQ of 35—-49), severe (an IQ of 20-34) and profound (an IQ of
less than 20).

¢ Form of challenging behaviour:
¢ Self-injurious behaviour (includes head-banging, scratching, pulling, eye poking, picking, grinding teeth, eating non-foodstuffs)

o Aggressive behaviour toward others (includes biting and scratching, hitting, pinching, grabbing, hair pulling, throwing objects,
verbal abuse, screaming, spitting).

o Stereotyped behaviour (including repetitive movements, rocking, repetitive speech and repetitive manipulation of objects).

o Non-person directed behaviour (includes damage to property, hyperactivity, stealing, inappropriate sexualised behaviour,
destruction of clothing, incontinence, lack of awareness of danger, withdrawal).

Sensitivity analyses:
e Exclude RCT studies with <10 participants per arm

F.3.4 Topic: Treatment interventions/ management strategies

Item
No. Iltem

Details
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1. Review question(s) [15]*

2.  Sub-question(s)
3. Searches [16]*

Details

RQ4.1: In people with a learning disability and behaviour that challenges, what are the benefits and potential harms associated
with environmental changes (including the physical and social environments) aimed at reducing and managing behaviour that
challengesb?

RQ4.2:In people with a learning disability and behaviour that challenges, what are the benefits and potential harms associated with
psychosocial interventions (including a broad range of therapies, such as communication interventions, applied behaviour
analysis, positive behaviour support and cognitive behavioural therapy) aimed at reducing and managing behaviour that
challenges2?

RQ4.3: In people with a learning disability and behaviour that challenges, what are the benefits and potential harms associated
with pharmacological interventions aimed at reducing and managing behaviour that challenges2?

RQ4.4: In people with a learning disability and behaviour that challenges, what are the benefits and potential harms of ‘reactive
strategies’ (including physical restraint, mechanical restraint, confinement, and containment and seclusion) aimed at managing
behaviour that challenges2?

RQ#:
RQ4.1, 4.2, 4.3, 4.4

RCT:
Major bibliographic databases:

CENTRAL (inception to October 2014), CINAHL (inception to October 2014), Embase (inception to October 2014),
MEDLINE/PreMEDLINE (inception to October 2014), PsycINFO (inception to October 2014)

Topic databases:

AEI (inception to October 2014), ASSIA (inception to October 2014), BEI (inception to October 2014), ERIC (inception to October
2014), IBSS (inception to October 2014), SSCI (inception to October 2014), Sociological Abstracts (inception to October 2014),
Social Services Abstracts (inception to October 2014)

Systematic reviews of RCTSs:
Major bibliographic databases

®Including potentially offending behaviour
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Condition or domain being
studied [18]*

Details
CDSR (1999 to October 2014), DARE (1999 to October 2014), CINAHL (1999 to October 2014), Embase (1999 to October 2014),
MEDLINE/PreMEDLINE (1999 to October 2014), PsycINFO (1999 to October 2014)

Topic databases:

AEI (1999 to October 2014), ASSIA (1999 to October 2014), BEI (1999 to October 2014), ERIC (1999 to October 2014), IBSS
(1999 to October 2014), SSCI (1999 to October 2014), Sociological Abstracts (1999 to October 2014), Social Services Abstracts
(1999 to October 2014)

Note. Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they have
been published or made available in a full report.

Other resources of evidence:

o Reference lists of included studies

¢ Registered stakeholders

e Trial authors and drug companies

o Trial registries (http://www.controlled-trials.com/ ; https://www.clinicaltrialsregister.eu)
e PROSPERO (http://www.crd.york.ac.uk/Prospero/)

¢ Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will be
checked to determine if they have been published in an English language journal. Studies that have not been published in an
English language journal will not be included in the review.

Note. Unpublished data will only be included where a full trial report is available with sufficient detail to properly assess the risk of
bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that summary data from
the study and the study’s characteristics will be published in the full guideline.

Challenging behaviour and learning disabilities
Definitions:

¢ Challenging behaviour:
o “Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person or others is
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5.  Participants/ population [19]*

6. Intervention(s), exposure(s)
[20]*

7. Comparator(s)/ control [21]*

Details
likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in the person being denied
access to, ordinary community facilities (Emerson, 1995).”
¢ Learning disabilities:
o Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an 1Q of less than 70),
significant impairment of social or adaptive functioning and onset in childhood. This corresponds to ‘'mental retardation’ as
described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).

Children, young people and adults with a mild, moderate, severe or profound learning disability and behaviour that challenges.

Exclude coexisting conditions (unless these affect interventions, management or support for people with a learning disability and
behaviour that challenges).

If some, but not all, of a study’s participants are eligible for our review, we will ask the study authors for disaggregated data. If we
are unable to obtain the appropriate disaggregated data, then we will include a study only if: i) the majority of the study participants
are eligible or participants are eligible on average (e.g. the average 1Q < 70) and; ii) the GDG feel that the study’s overall quality
and directness is applicable to the review question.

Included interventions

RQ4.1: Environmental changes (including the physical and social environments)

RQ4.2: Psychosocial interventions (including a broad range of therapies, such as communication interventions, applied behaviour
analysis, positive behaviour support and cognitive behavioural therapy)

RQ4.3: Pharmacological interventions
RQ4.4: ‘Reactive strategies’ (including physical restraint, mechanical restraint, confinement, and containment and seclusion)
Excluded interventions

Intervention that are not targeted at reducing/ managing behaviour that challenges.
Studies evaluating the process of interventions rather than outcomes (for example, uptake of programme)

Treatment as usual
No treatment, placebo, waitlist control, attention control
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8. Types of study to be
included initially [22]*

9. Context [23]*

10. Primary/Critical outcomes
[24]*

11. Secondary/Important, but
not critical outcomes [25]*

Details
Any alternative management strategy
RCTs and systematic reviews of RCTs.

Crossover randomised trials will be included only if data from the first phase is available.

In the first instance, only data from RCTs or systematic reviews of RCTs will be included. If the GDG consider the RCT evidence to
be limited in terms of quality, directness or quantity, the range of included studies will be expanded to systematic reviews of non-
randomised studies (i.e. controlled before-after studies, interrupted time-series, small-n studies, observational studies). Such
reviews will only be included if the review team and GDG agree that the systematic review of non randomised studies is of
adequate quality, completeness, and applicability to the NHS and to the scope of the guideline.

Care and shared care provided or commissioned by health and social care, in whatever care setting the person resides.

RQ4.1-4.3:

Targeted behaviour that challenges* (Severity, frequency and duration)
Adaptive functioning, including communication skills.

Quiality of life.

Service user and carer satisfaction.

Adverse events (for 4.3 only including sedation/solemnence/drowsiness, weight outcomes, prolactin level outcomes, seizures,
study discontinuation due to adverse events, study discontinuation due to other reasons).

RQ4.4:

Targeted behaviour that challenges (Severity, frequency and duration)
Rates of manual restraint.

Rates of seclusion.

Quality of life.

Service user and carer satisfaction.

*Including offending behaviour

RQ4.1-4.3:

Mental and psychological health outcomes (such as mood and anxiety).
Effects on carer stress and resilience.
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Adverse effects on other people with a learning disability.
Rates of seclusion.

Rates of manual restraint.

Use of psychoactive medication.

Premature death.

Rates of placement breakdown.

Use of inpatient placements (including out-of-area placements).

RQ4.4:
Mental and psychological health outcomes (such as mood and anxiety).
Adaptive functioning, including communication skills.
Effects on carer stress and resilience.
Adverse effects on other people with a learning disability.
Use of psychoactive medication.
Premature death.
Rates of placement breakdown.
Use of inpatient placements (including out-of-area placements).
12. Data extraction (selection Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened against the
and coding) [26]* eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-analysis. All primary-
level studies included after the first scan of citations will be acquired in full and re-evaluated for eligibility at the time they are being
entered into a study database (standardised template created in Microsoft Excel). Eligibility will be confirmed by at least one
member of the Guideline Development Group (GDG). The GDG are experts in the topic and/or research methodology. Two

researchers will extract data into the study database, comparing a sample of each other’s work for reliability. Discrepancies or
difficulties with coding will be resolved through discussion with members of the GDG.

Data to be extracted:

Study characteristics (Study ID, Year, Intervention/comparison, Context or Setting, Recruitment location , Randomised N,
Diagnosis, Target Behaviour, IQ Cut-off, Run In/ Washout, Inclusion/exclusion criteria, Group assignment [number of groups,
randomisation, N cluster], Demographics [age, sex, race, 1Q, etc], Funding, Publication type, References, Risk of bias [Sequence
generation, Allocation concealment, Blinding, Missing outcome data, Selective outcome reporting])
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13. Risk of bias (quality)
assessment [27]*

14. Strategy for data synthesis
[28]*

Details
Comparisons (N, N post-treatment, N follow up, Intervention, Target group, Dose type, Dose, Frequency, Duration)

Outcomes (Outcome type, Outcome name, Data type, Rater, Weeks post-randomisation, Time point — phase, Outcome data [e.g.,
mean, SD, N, events]).

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist. The quality of evidence
for each outcome will be assessed using the GRADE approach.

Where appropriate, meta-analysis using a random-effects model will be used to combine results from similar studies. Alternatively,
a narrative synthesis will be used.

If existing reviews are found, the review team with advice from the Guideline Development Group (GDG) will assess their quality,
completeness, and applicability to the NHS and to the scope of the guideline. If the GDG agree that a systematic review
appropriately addresses a review question, we will search for studies conducted or published since the review was conducted, and
the GDG will assess if any additional studies could affect the conclusions of the previous review. If new studies could change the
conclusions, we will update the review and conduct a new analysis. If new studies could not change the conclusions of an existing
review, the GDG will use the existing review to inform their recommendations.

Repeated observations on participants:

If studies reports results for several periods of follow-up (e.g. 4 weeks, 12 weeks and 26 weeks post treatment) the longest follow-
up from each study shall be utilised in analyses. If the GDG feel that periods of follow-up are sufficiently distanced by time, we
shall consider defining several different outcomes, based on different periods of follow-up, and to perform separate analyses (e.g.
short-term, medium-term and long-term follow-up).

Method of dealing with missing data

Because imputation of missing data in order to perform a full ITT analysis is controversial, only the results for available participants
will be analysed in meta-analysis. However, for dichotomous outcomes a sensitivity analyses will be carried out whereby missing
data will be imputed according to worst case scenario. Outcomes from the sensitivity analysis will only be presented if the ITT
analysis differs significantly from the available case analysis.

GRADE methods

Whilst considering all of the below, our decisions will be based a greater amount on those studies that carry the greatest weight
within the outcome. If weight is distributed equally, all studies shall be considered equally.

Risk of bias: mark down 1 ROB if a single study demonstrates a crucial limitation for one criterion or some limitations for multiple,
OR if risk of bias across multiple studies is at moderate ROB; mark down 2 if there is a crucial limitation for one or more criteria
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15. Analysis of subgroups or
subsets [29] (including
sensitivity analyses)

Details
within a study OR if risk of bias across multiple studies is at high ROB.

Inconsistency: mark down 1 if 12 > 40%; mark down 2 if 12 > 75%. We shall also consider the variability in point estimates, overlap
of Cl and P-value (<0.05) in our decision.

Indirectness: review applicability of intervention, population and comparison. Consider down grading if >33% of population is not
relevant, if the intervention is not aimed primarily at reducing the targeted behaviour that challenges, or if the comparison may
reduce our confidence in the effect.

Imprecision: mark down 1 if optimal information size is not met with multiple studies (Guyatt, 2011); mark down 2 if optimal
information size is not met with a single study.

Publication bias: Where possible, use funnel plots to determine the presence of publication bias. If this is not possible, and we
have a strong suspicion that publication bias is present, mark down a maximum of 1.

Subgroups include:

Population: Children and young people; adults

Degree of learning disability: mild (an 1Q of 50-69), moderate (an 1Q of 35—-49), severe (an IQ of 20—-34) and profound (an 1Q of
less than 20).

Form of challenging behaviour:

Self-injurious behaviour (includes head-banging, scratching, pulling, eye poking, picking, grinding teeth, eating non-foodstuffs)
Aggressive behaviour toward others (includes biting and scratching, hitting, pinching, grabbing, hair pulling, throwing objects,
verbal abuse, screaming, spitting).

Stereotyped behaviour (including repetitive movements, rocking, repetitive speech and repetitive manipulation of objects).

Non-person directed behaviour (includes damage to property, hyperactivity, stealing, inappropriate sexualised behaviour,
destruction of clothing, incontinence, lack of awareness of danger, withdrawal).

Sensitivity analyses:
Exclude RCT studies with <10 participants per arm

F.3.5 Topic: Interventions for family and carers

Item
No. Item

1. Review question(s) [15]*

Details

RQ5.1: In family and carers of people with a learning disability and behaviour that challenges, what are the benefits and potential
harms of interventions aimed at improving their health and well-being?

RQ5.2: What are the benefits and potential harms of strategies aimed at engaging the family and carers of people with a learning
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2.  Sub-question(s)
3. Searches [16]*

Details

disability and challenging behaviour as a resource in the design, implementation and monitoring of interventions for the person
with a learning disability and challenging behaviour?

RQ#:

RQ5.1,5.2

RCT:
Major bibliographic databases:

CENTRAL (inception to October 2014), CINAHL (inception to October 2014), Embase (inception to October 2014),
MEDLINE/PreMEDLINE (inception to October 2014), PsycINFO (inception to October 2014)

Topic databases:

AEI (inception to October 2014), ASSIA (inception to October 2014), BEI (inception to October 2014), ERIC (inception to October
2014), IBSS (inception to October 2014), SSCI (inception to October 2014), Sociological Abstracts (inception to October 2014),
Social Services Abstracts (inception to October 2014)

Systematic reviews of RCTs:

Major bibliographic databases

CDSR (1999 to October 2014), DARE (1999 to October 2014), CINAHL (1999 to October 2014), Embase (1999 to October 2014),
MEDLINE/PreMEDLINE (1999 to October 2014), PsycINFO (1999 to October 2014)

Topic databases:

AEI (1999 to October 2014), ASSIA (1999 to October 2014), BEI (1999 to October 2014), ERIC (1999 to October 2014), IBSS
(1999 to October 2014), SSCI (1999 to October 2014), Sociological Abstracts (1999 to October 2014), Social Services Abstracts
(1999 to October 2014)

Note. Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they have
been published or made available in a full report.

Other resources of evidence:

o Reference lists of included studies
* Registered stakeholders
e Trial authors and drug companies
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Condition or domain being
studied [18]*

Participants/ population [19]*

Details
e Trial registries (http://www.controlled-trials.com/ ; https://www.clinicaltrialsregister.eu)
¢ PROSPERO (http://www.crd.york.ac.uk/Prospero/)

¢ Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will be
checked to determine if they have been published in an English language journal. Studies that have not been published in an
English language journal will not be included in the review.

Note. Unpublished data will only be included where a full trial report is available with sufficient detail to properly assess the risk of
bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that summary data from
the study and the study’s characteristics will be published in the full guideline.

Challenging behaviour and learning disabilities.

Definitions:
¢ Challenging behaviour:

o “Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person or others is
likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in the person being denied
access to, ordinary community facilities (Emerson, 1995).”

¢ Learning disabilities:

o Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an IQ of less than 70),
significant impairment of social or adaptive functioning and onset in childhood. This corresponds to ‘'mental retardation’ as
described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).

Family and carers of children, young people or adults with a mild, moderate, severe or profound learning disability and behaviour
that challenges. The term ‘carers’ encompasses both family carers and paid carers.

Definitions:
o Family carer:
o Has personal experience of caring for one or more persons with CBLD who is a family member;
o Has personal contact with a family member who has CBLD, even though that individual may not reside in the family home;
o Is not paid to have a personal, continuous relationship with a person with CBLD.
o Not all family carers may be related by blood, but choose to support a person with a learning disability in the way described
above. [Adapted from Ward, C. (2001). Family matters: counting families in. London: Department of Health.]’
¢ Paid carer:
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6. Intervention(s), exposure(s)
[20]*

7. Comparator(s)/ control [21]*

8. Types of study to be
included initially [22]*

9. Context [23]*

10. Primary/Critical outcomes
[24]

Details
o Is paid to care for one or more persons with CBLD.

Exclude family and carers of people with coexisting conditions (unless these affect interventions, management or support for
family and carers of people with a learning disability and behaviour that challenges).

Included interventions
All interventions targeted at improving health and well-being of family and carers

Excluded Interventions

Interventions targeted at improving health and well-being of children, young people or adults with a learning disability and
behaviour that challenges.

Studies evaluating the process of interventions rather than outcomes (for example, uptake of programme)
Treatment as usual

No treatment, waitlist control, attention control

Any alternative management strategy

RCTs and systematic reviews of RCTs.

Crossover randomised trials will be included only if data from the first phase is available.

In the first instance, only data from RCTs or systematic reviews of RCTs will be included. If the GDG consider the RCT evidence to
be limited in terms of quality, directness or quantity, the range of included studies will be expanded to systematic reviews of non-
randomised studies (i.e. controlled before-after studies, interrupted time-series, small-n studies, observational studies). Such
reviews will only be included if the review team and GDG agree that the systematic review of non-randomised studies is of
adequate quality, completeness, and applicability to the NHS and to the scope of the guideline.

If no evidence is identified, formal methods of consensus shall be employed to ensure maximum transparency where possible.
Care and shared care provided or commissioned by health and social care, in whatever care setting the person resides.

RQ5.1
Family and carer quality of life.
Family and carer mental and psychological health outcomes (such as mood and anxiety).
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Family and carer stress and resilience.
Family and carer satisfaction.

RQ5.2
Severity, frequency and duration of the targeted behaviour that challenges.
Quiality of life.
Family and carer stress and resilience.
Use of inpatient placements (including out-of-area placements).
Service user and carer satisfaction.

11. Secondary/Important, but RQ5.1

not critical outcomes [25]* Severity, frequency and duration of the targeted behaviour that challenges.

Adaptive functioning, including communication skills.
Mental and psychological health outcomes (such as mood and anxiety).
Quiality of life
Adverse effects on other people with a learning disability.
Rates of seclusion.
Rates of manual restraint.
Use of psychoactive medication.
Premature death.
Rates of placement breakdown.
Use of inpatient placements (including out-of-area placements).

RQ5.2

Adaptive functioning, including communication skills.

Family and carer mental and psychological health outcomes (such as mood and anxiety).
Mental and psychological health outcomes (such as mood and anxiety).

Quality of life

Adverse effects on other people with a learning disability.

Rates of seclusion.

Rates of manual restraint.

Use of psychoactive medication.
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12. Data extraction (selection
and coding) [26]*

13. Risk of bias (quality)
assessment [27]*

14. Strategy for data synthesis
(28]

Details
Premature death.
Rates of placement breakdown.

Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened against the
eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-analysis. All primary-
level studies included after the first scan of citations will be acquired in full and re-evaluated for eligibility at the time they are being
entered into a study database (standardised template created in Microsoft Excel). Eligibility will be confirmed by at least one
member of the Guideline Development Group (GDG). The GDG are experts in the topic and/or research methodology. Two
researchers will extract data into the study database, comparing a sample of each other’s work for reliability. Discrepancies or
difficulties with coding will be resolved through discussion with members of the GDG.

Data to be extracted:

Study characteristics (Study ID, Year, Intervention/comparison, Context or Setting, Recruitment location , Randomised N,
Diagnosis, Target Behaviour, IQ Cut-off, Run In/ Washout, Inclusion/exclusion criteria, Group assignment [number of groups,
randomisation, N cluster], Demographics [age, sex, race, |1Q, etc], Funding, Publication type, References, Risk of bias [Sequence
generation, Allocation concealment, Blinding, Missing outcome data, Selective outcome reporting])

Comparisons (N, N post-treatment, N follow up, Intervention, Target group, Dose type, Dose, Frequency, Duration)

Outcomes (Outcome type, Outcome name, Data type, Rater, Weeks post-randomisation, Time point — phase, Outcome data [e.g.,
mean, SD, N, events]).

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist. The quality of evidence
for each outcome will be assessed using the GRADE approach.

Where appropriate, meta-analysis using a random-effects model will be used to combine results from similar studies. Alternatively,
a narrative synthesis will be used.

If existing reviews are found, the review team with advice from the Guideline Development Group (GDG) will assess their quality,
completeness, and applicability to the NHS and to the scope of the guideline. If the GDG agree that a systematic review
appropriately addresses a review question, we will search for studies conducted or published since the review was conducted, and
the GDG will assess if any additional studies could affect the conclusions of the previous review. If new studies could change the
conclusions, we will update the review and conduct a new analysis. If new studies could not change the conclusions of an existing
review, the GDG will use the existing review to inform their recommendations.
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15. Analysis of subgroups or
subsets [29] (including
sensitivity analyses)

Details

Repeated observations on participants:

If studies reports results for several periods of follow-up (e.g. 4 weeks, 12 weeks and 26 weeks post treatment) the longest follow-
up from each study shall be utilised in analyses. If the GDG feel that periods of follow-up are sufficiently distanced by time, we
shall consider defining several different outcomes, based on different periods of follow-up, and to perform separate analyses (e.g.
short-term, medium-term and long-term follow-up).

Method of dealing with missing data

Because imputation of missing data in order to perform a full ITT analysis is controversial, only the results for available participants
will be analysed in meta-analysis. However, for dichotomous outcomes a sensitivity analyses will be carried out whereby missing
data will be imputed according to worst case scenario. Outcomes from the sensitivity analysis will only be presented if the ITT
analysis differs significantly from the available case analysis.

GRADE methods

Whilst considering all of the below, our decisions will be based a greater amount on those studies that carry the greatest weight
within the outcome. If weight is distributed equally, all studies shall be considered equally.

Risk of bias: mark down 1 ROB if a single study demonstrates a crucial limitation for one criterion or somelimitations for multiple,
OR if risk of bias across multiple studies is at moderate ROB; mark down 2 if there is a crucial limitation for one or more criteria
within a study OR if risk of bias across multiple studies is at high ROB.

Inconsistency: mark down 1 if 12 > 40%; mark down 2 if 12 > 75%. We shall also consider the variability in point estimates, overlap
of Cl and P-value (<0.05) in our decision.

Indirectness: review applicability of intervention, population and comparison. Consider down grading if >33% of population is not
relevant, if the intervention is not aimed primarily at reducing the targeted behaviour that challenges, or if the comparison may
reduce our confidence in the effect.

Imprecision: mark down 1 if optimal information size is not met with multiple studies (Guyatt, 2011); mark down 2 if optimal
information size is not met with a single study.

Publication bias: Where possible, use funnel plots to determine the presence of publication bias. If this is not possible, and we
have a strong suspicion that publication bias is present, mark down a maximum of 1.

Subgroups include:
Population: Family carers, paid carers.

Definitions:
o Family carer:
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o Has personal experience of caring for one or more persons with CBLD who is a family member;
o Has personal contact with a family member who has CBLD, even though that individual may not reside in the family home;
o Is not paid to have a personal, continuous relationship with a person with CBLD.

o Not all family carers may be related by blood, but choose to support a person with a learning disability in the way described
above. [Adapted from Ward, C. (2001). Family matters: counting families in. London: Department of Health.]’

¢ Paid carer:
o Is paid to care for one or more persons with CBLD.

Sensitivity analyses:
Exclude RCT studies with <10 participants per arm

F.3.6 Topic: Training or education

Item
No. Item Details
1. Review question(s) [15]* RQ6.1: What are the benefits and potential harms of training and education programmes to allow health and social care
professionals and carers to provide good-quality services and carry out evidence based interventions designed to reduce or
manage behaviour that challenges in people with a learning disability?
2.  Sub-question(s) RQ#:
3. Searches [16]* RCT:

Major bibliographic databases:

CENTRAL (inception to October 2014), CINAHL (inception to October 2014), Embase (inception to October 2014),
MEDLINE/PreMEDLINE (inception to October 2014), PsycINFO (inception to October 2014)

Topic databases:

AEI (inception to October 2014), ASSIA (inception to October 2014), BEI (inception to October 2014), ERIC (inception to October
2014), IBSS (inception to October 2014), SSCI (inception to October 2014), Sociological Abstracts (inception to October 2014),
Social Services Abstracts (inception to October 2014)

Systematic reviews of RCTs:
Major bibliographic databases
CDSR (1999 to October 2014), DARE (1999 to October 2014), CINAHL (1999 to October 2014), Embase (1999 to October 2014),
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Condition or domain being
studied [18]*

Details
MEDLINE/PreMEDLINE (1999 to October 2014), PsycINFO (1999 to October 2014)

Topic databases:

AEI (1999 to October 2014), ASSIA (1999 to October 2014), BEI (1999 to October 2014), ERIC (1999 to October 2014), IBSS
(1999 to October 2014), SSCI (1999 to October 2014), Sociological Abstracts (1999 to October 2014), Social Services Abstracts
(1999 to October 2014)

Note. Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they have
been published or made available in a full report.

Other resources of evidence:

o Reference lists of included studies

¢ Registered stakeholders

e Trial authors and drug companies

o Trial registries (http://www.controlled-trials.com/ ; https://www.clinicaltrialsregister.eu)
o PROSPERO (http://www.crd.york.ac.uk/Prospero/)

¢ Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will be
checked to determine if they have been published in an English language journal. Studies that have not been published in an
English language journal will not be included in the review.

Note. Unpublished data will only be included where a full trial report is available with sufficient detail to properly assess the risk of
bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that summary data from
the study and the study’s characteristics will be published in the full guideline.

Challenging behaviour and learning disabilities

Definitions:
e Challenging behaviour:

o “Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person or others is
likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in the person being denied
access to, ordinary community facilities (Emerson, 1995).”

e Learning disabilities:
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5.  Participants/ population [19]*

6. Intervention(s), exposure(s)
[20]*

7.  Comparator(s)/ control [21]*

8.  Types of study to be
included initially [22]*

Details

o Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an 1Q of less than 70),
significant impairment of social or adaptive functioning and onset in childhood. This corresponds to ‘'mental retardation’ as
described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).

Health and social care professionals, and carers of children, young people or adults with a mild, moderate, severe or profound
learning disability and behaviour that challenges. The term ‘carers’ encompasses both family carers and paid carers.

Definitions:
o Family carer:
o Has personal experience of caring for one or more persons with CBLD who is a family member;
o Has personal contact with a family member who has CBLD, even though that individual may not reside in the family home;
o Is not paid to have a personal, continuous relationship with a person with CBLD.
o Not all family carers may be related by blood, but choose to support a person with a learning disability in the way described
above. [Adapted from Ward, C. (2001). Family matters: counting families in. London: Department of Health.]’
e Paid carer:
o Is paid to care for one or more persons with CBLD.

Exclude coexisting conditions (unless these affect interventions, management or support for people with a learning disability and
behaviour that challenges).

Included interventions

Training and education programs to allow health and social care professionals and carers provide good-quality services and carry
out evidence based interventions targeted at the reduction or management of behaviour that challenges.

Excluded interventions
Training or education programs not targeted at the reduction or management of behaviour that challenges.

Treatment as usual
No treatment, waitlist control, attention control
Any alternative management strategy

RCTs and systematic reviews of RCTs.

Crossover randomised trials will be included only if data from the first phase is available.
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9. Context [23]*

10. Primary/Critical outcomes
[24]*

11. Secondary/Important, but
not critical outcomes [25]*

12. Data extraction (selection
and coding) [26]*

Details

In the first instance, only data from RCTs or systematic reviews of RCTs will be included. If the GDG consider the RCT evidence to
be limited in terms of quality, directness or quantity, the range of included studies will be expanded to systematic reviews of non-
randomised studies (i.e. controlled before-after studies, interrupted time-series, small-n studies, observational studies). Such
reviews will only be included if the review team and GDG agree that the systematic review of non randomised studies is of
adequate quality, completeness, and applicability to the NHS and to the scope of the guideline.

Care and shared care provided or commissioned by health and social care, in whatever care setting the person resides.

Severity, frequency and duration of the targeted behaviour that challenges.
Effects on carer stress and resilience.

Quality of life.

Fidelity (using validated measures only)

Service user and carer satisfaction.

Adaptive functioning, including communication skills.

Mental and psychological health outcomes (such as mood and anxiety).

Adverse effects on other people with a learning disability.

Rates of seclusion.

Rates of manual restraint.

Use of psychoactive medication.

Premature death.

Rates of placement breakdown.

Use of inpatient placements (including out-of-area placements).

Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened against the
eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-analysis. All primary-
level studies included after the first scan of citations will be acquired in full and re-evaluated for eligibility at the time they are being
entered into a study database (standardised template created in Microsoft Excel). Eligibility will be confirmed by at least one
member of the Guideline Development Group (GDG). The GDG are experts in the topic and/or research methodology. Two

researchers will extract data into the study database, comparing a sample of each other’s work for reliability. Discrepancies or
difficulties with coding will be resolved through discussion with members of the GDG.

Data to be extracted:
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13. Risk of bias (quality)
assessment [27]*

14. Strategy for data synthesis
[28]*

Details

Study characteristics (Study ID, Year, Intervention/comparison, Context or Setting, Recruitment location , Randomised N,
Diagnosis, Target Behaviour, IQ Cut-off, Run In/ Washout, Inclusion/exclusion criteria, Group assignment [number of groups,
randomisation, N cluster], Demographics [age, seX, race, 1Q, etc], Funding, Publication type, References, Risk of bias [Sequence
generation, Allocation concealment, Blinding, Missing outcome data, Selective outcome reporting])

Comparisons (N, N post-treatment, N follow up, Intervention, Target group, Dose type, Dose, Frequency, Duration)

Outcomes (Outcome type, Outcome name, Data type, Rater, Weeks post-randomisation, Time point — phase, Outcome data [e.g.,
mean, SD, N, events]).

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist. The quality of evidence
for each outcome will be assessed using the GRADE approach.

Where appropriate, meta-analysis using a random-effects model will be used to combine results from similar studies. Alternatively,
a narrative synthesis will be used.

If existing reviews are found, the review team with advice from the Guideline Development Group (GDG) will assess their quality,
completeness, and applicability to the NHS and to the scope of the guideline. If the GDG agree that a systematic review
appropriately addresses a review question, we will search for studies conducted or published since the review was conducted, and
the GDG will assess if any additional studies could affect the conclusions of the previous review. If new studies could change the
conclusions, we will update the review and conduct a new analysis. If new studies could not change the conclusions of an existing
review, the GDG will use the existing review to inform their recommendations.

Repeated observations on participants:

If studies reports results for several periods of follow-up (e.g. 4 weeks, 12 weeks and 26 weeks post treatment) the longest follow-
up from each study shall be utilised in analyses. If the GDG feel that periods of follow-up are sufficiently distanced by time, we
shall consider defining several different outcomes, based on different periods of follow-up, and to perform separate analyses (e.g.
short-term, medium-term and long-term follow-up).

Repeated observations on participants:

If studies reports results for several periods of follow-up (e.g. 4 weeks, 12 weeks and 26 weeks post treatment) the longest follow-
up from each study shall be utilised in analyses. If the GDG feel that periods of follow-up are sufficiently distanced by time, we
shall consider defining several different outcomes, based on different periods of follow-up, and to perform separate analyses (e.g.
short-term, medium-term and long-term follow-up).
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subsets [29] (including

sensitivity analyses)

Details

Method of dealing with missing data

Because imputation of missing data in order to perform a full ITT analysis is controversial, only the results for available participants
will be analysed in meta-analysis. However, for dichotomous outcomes a sensitivity analyses will be carried out whereby missing
data will be imputed according to worst case scenario. Outcomes from the sensitivity analysis will only be presented if the ITT
analysis differs significantly from the available case analysis.

GRADE methods

Whilst considering all of the below, our decisions will be based a greater amount on those studies that carry the greatest weight
within the outcome. If weight is distributed equally, all studies shall be considered equally.

Risk of bias: mark down 1 ROB if a single study demonstrates a crucial limitation for one criterion or some limitations for multiple,
OR if risk of bias across multiple studies is at moderate ROB; mark down 2 if there is a crucial limitation for one or more criteria
within a study OR if risk of bias across multiple studies is at high ROB.

Inconsistency: mark down 1 if 12 > 40%; mark down 2 if 12 > 75%. We shall also consider the variability in point estimates, overlap
of Cl and P-value (<0.05) in our decision.

Indirectness: review applicability of intervention, population and comparison. Consider down grading if >33% of population is not
relevant, if the intervention is not aimed primarily at reducing the targeted behaviour that challenges, or if the comparison may
reduce our confidence in the effect.

Imprecision: mark down 1 if optimal information size is not met with multiple studies (Guyatt, 2011); mark down 2 if optimal
information size is not met with a single study.

Publication bias: Where possible, use funnel plots to determine the presence of publication bias. If this is not possible, and we
have a strong suspicion that publication bias is present, mark down a maximum of 1.

Subgroups include:

Population: Health and social care professionals, family carers, paid carers.

Sensitivity analyses:
Exclude RCT studies with <10 participants per arm

F.3.7 Topic: Organisation and delivery of care

Item
No.

Iltem

Details
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1. Review question(s) [15]*

2.  Sub-question(s)
3.  Searches [16]*

Details

RQ7.1: In people with a learning disability and behaviour that challenges, what are the effective models for transition between
services (for example child-adult, adult-older adult, NHS-social care/residential)? To answer this question, consideration should be
given to:

the structure, design and delivery of care pathways

the nature and duration of support provided during transition

RQ#:

RCT:

Major bibliographic databases:

CENTRAL (inception to October 2014), CINAHL (inception to October 2014), Embase (inception to October 2014),
MEDLINE/PreMEDLINE (inception to October 2014), PsycINFO (inception to October 2014)

Topic databases:

AEI (inception to October 2014), ASSIA (inception to October 2014), BEI (inception to October 2014), ERIC (inception to October
2014), IBSS (inception to October 2014), SSCI (inception to October 2014), Sociological Abstracts (inception to October 2014),
Social Services Abstracts (inception to October 2014)

Systematic reviews of RCTs:

Major bibliographic databases

CDSR (1999 to October 2014), DARE (1999 to October 2014), CINAHL (1999 to October 2014), Embase (1999 to October 2014),
MEDLINE/PreMEDLINE (1999 to October 2014), PsycINFO (1999 to October 2014)

Topic databases:

AEI (1999 to October 2014), ASSIA (1999 to October 2014), BEI (1999 to October 2014), ERIC (1999 to October 2014), IBSS
(1999 to October 2014), SSCI (1999 to October 2014), Sociological Abstracts (1999 to October 2014), Social Services Abstracts
(1999 to October 2014)

Note. Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they have
been published or made available in a full report.

Other resources of evidence:

e Reference lists of included studies
¢ Registered stakeholders
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o Trial authors and drug companies
o Trial registries (http://www.controlled-trials.com/ ; https://www.clinicaltrialsregister.eu)
e PROSPERO (http://www.crd.york.ac.uk/Prospero/)

¢ Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will be
checked to determine if they have been published in an English language journal. Studies that have not been published in an
English language journal will not be included in the review.

Note. Unpublished data will only be included where a full trial report is available with sufficient detail to properly assess the risk of
bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that summary data from
the study and the study’s characteristics will be published in the full guideline.

4.  Condition or domain being Challenging behaviour and learning disabilities.
studied [18]*
Definitions:
¢ Challenging behaviour:

o “Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person or others is
likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in the person being denied
access to, ordinary community facilities (Emerson, 1995).”

¢ Learning disabilities:
o Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an IQ of less than 70),

significant impairment of social or adaptive functioning and onset in childhood. This corresponds to 'mental retardation’ as
described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).

5.  Participants/ population [19]* Children, young people and adults with a mild, moderate, severe or profound learning disability and behaviour that challenges

Exclude coexisting conditions (unless these affect interventions, management or support for people with a learning disability and
behaviour that challenges).

6. Intervention(s), exposure(s)  Models for transition between services
[20]
7. Comparator(s)/ control [21]*  Treatment as usual
No treatment, waitlist control, attention control
Any alternative management strategy

8.  Types of study to be RCTs and systematic reviews of RCTs.

Challenging behaviour and learning disabilities 67



http://www.controlled-trials.com/

https://www.clinicaltrialsregister.eu/

http://www.crd.york.ac.uk/Prospero/



Appendices A-G

Item
No. ltem

included initially [22]*

9. Context [23]*

10. Primary/Critical outcomes
[24]

11. Secondary/Important, but
not critical outcomes [25]*

12. Data extraction (selection
and coding) [26]*

Details
Crossover randomised trials will be included only if data from the first phase is available.

In the first instance, only data from RCTs or systematic reviews of RCTs will be included. If the GDG consider the RCT evidence to
be limited in terms of quality, directness or quantity, the range of included studies will be expanded to systematic reviews of non-
randomised studies (i.e. controlled before-after studies, interrupted time-series, small-n studies, observational studies). Such
reviews will only be included if the review team and GDG agree that the systematic review of non randomised studies is of
adequate quality, completeness, and applicability to the NHS and to the scope of the guideline.

Transition between services (for example child-adult, adult-older adult, NHS-social care/residential)

Severity, frequency and duration of the targeted behaviour that challenges.
Quality of life.

Rates of placement breakdown.

Use of inpatient placements (including out-of-area placements).

Effects on carer stress and resilience.

Service user and carer satisfaction.

Adaptive functioning, including communication skills.

Mental and psychological health outcomes (such as mood and anxiety).
Adverse effects on other people with a learning disability.

Rates of seclusion.

Rates of manual restraint.

Use of psychoactive medication.

Premature death.

Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened against the
eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-analysis. All primary-
level studies included after the first scan of citations will be acquired in full and re-evaluated for eligibility at the time they are being
entered into a study database (standardised template created in Microsoft Excel). Eligibility will be confirmed by at least one
member of the Guideline Development Group (GDG). The GDG are experts in the topic and/or research methodology. Two
researchers will extract data into the study database, comparing a sample of each other’s work for reliability. Discrepancies or
difficulties with coding will be resolved through discussion with members of the GDG.
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Item
No. ltem

13. Risk of bias (quality)
assessment [27]*

14. Strategy for data synthesis
[28]*

15. Analysis of subgroups or
subsets [29] (including
sensitivity analyses)

Details
Data to be extracted:

Study characteristics (Study ID, Year, Intervention/comparison, Context or Setting, Recruitment location , Randomised N,
Diagnosis, Target Behaviour, IQ Cut-off, Run In/ Washout, Inclusion/exclusion criteria, Group assignment [number of groups,
randomisation, N cluster], Demographics [age, seX, race, IQ, etc], Funding, Publication type, References, Risk of bias [Sequence
generation, Allocation concealment, Blinding, Missing outcome data, Selective outcome reporting])

Comparisons (N, N post-treatment, N follow up, Intervention, Target group, Dose type, Dose, Frequency, Duration)

Outcomes (Outcome type, Outcome name, Data type, Rater, Weeks post-randomisation, Time point — phase, Outcome data [e.g.,
mean, SD, N, events]).

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist. The quality of evidence
for each outcome will be assessed using the GRADE approach.

Where appropriate, meta-analysis using a random-effects model will be used to combine results from similar studies. Alternatively,
a narrative synthesis will be used.

If existing reviews are found, the review team with advice from the Guideline Development Group (GDG) will assess their quality,
completeness, and applicability to the NHS and to the scope of the guideline. If the GDG agree that a systematic review
appropriately addresses a review question, we will search for studies conducted or published since the review was conducted, and
the GDG will assess if any additional studies could affect the conclusions of the previous review. If new studies could change the
conclusions, we will update the review and conduct a new analysis. If new studies could not change the conclusions of an existing
review, the GDG will use the existing review to inform their recommendations.

Subgroups include:
Population: Children and young people; adults

Degree of learning disability: mild (an 1Q of 50-69), moderate (an 1Q of 35—-49), severe (an IQ of 20—34) and profound (an IQ of
less than 20).

Form of challenging behaviour:

Self-injurious behaviour (includes head-banging, scratching, pulling, eye poking, picking, grinding teeth, eating non-foodstuffs,
Aggressive behaviour toward others (includes biting and scratching, hitting, pinching, grabbing, hair pulling, throwing objects,
verbal abuse, screaming, spitting).

Stereotyped behaviour (including repetitive movements, rocking, repetitive speech and repetitive manipulation of objects).
Non-person directed behaviour (includes damage to property, hyperactivity, stealing, inappropriate sexualised behaviour,
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Item
No. ltem

F.3.8 Topic: Experience of care

Item
No. Item

1. Review question(s)*

2. Sub-question(s)
3. Searches*

Details
destruction of clothing, incontinence, lack of awareness of danger, withdrawal).

Details

RQ8.1: In people with a learning disability and behaviour that challenges, what are their experiences of having a
learning disability and behaviour that challenges, of access to services, and of treatment?

RQ8.2: For the family carers of people with a learning disability and behaviour that challenges, what are their
experiences of caring for people with a learning disability and behaviour that challenges, and what support is available
for families, partners and carers?

N/A
Q8.1,8.2

Major bibliographic databases
CINAHL (1999 to October 2014), Embase (1999 to October 2014), MEDLINE/PreMEDLINE (1999 to October 2014),
PsycINFO (1999 to October 2014)

Topic databases:

AEI (1999 to October 2014), ASSIA (1999 to October 2014), BEI (1999 to October 2014), ERIC (1999 to October 2014),
IBSS (1999 to October 2014), SSCI (1999 to October 2014), Sociological Abstracts (1999 to October 2014), Social
Services Abstracts (1999 to October 2014)

Other resources of evidence:

o Reference lists of included studies

e PROSPERO (http://www.crd.york.ac.uk/Prospero/)

e Conference abstracts will be assessed for eligibility and potentially eligible studies will be checked to determine if they
have been published in full.

e Non-English language papers (with English abstracts) will be assessed for eligibility and potentially eligible studies will
be checked to determine if they have been published in an English language journal. Studies that have not been
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Item

No.

4.

5.

6.

Item

Condition or domain being
studied

Perspective

Phenomenon of interest

Details
published in an English language journal will not be included in the review.

Note. Unpublished data will only be included where a full study report is available with sufficient detail to properly assess
the risk of bias. Authors of unpublished evidence will be asked for permission to use such data, and will be informed that
summary data from the study and the study’s characteristics will be published in the full guideline.

Challenging behaviour and learning disabilities

Definitions:
¢ Challenging behaviour:

o “Culturally abnormal behaviour(s) of such an intensity, frequency or duration that the physical safety of the person
or others is likely to be placed in serious jeopardy, or behaviour which is likely to seriously limit use of, or result in
the person being denied access to, ordinary community facilities (Emerson, 1995).”

¢ Learning disabilities:

o Heterogeneous conditions, but are defined by 3 core criteria: lower intellectual ability (usually defined as an 1Q of
less than 70), significant impairment of social or adaptive functioning and onset in childhood. This corresponds to
‘'mental retardation’ as described in the major taxonomies DSM IV (APA 1994) and ICD 10 (WHO, 1992).

RQ8.1 People with a learning disability and behaviour that challenges
RQ8.2 Family carer of people with a learning disability and behaviour that challenges.

Definition of family carer:
Has personal experienceof caring for one or more persons with CBLD who is a family member;

Has personal contact with a family member who has CBLD, even though that individual may not reside in the family
home;

Is not paid to have a personal, continuous relationship with a person with CBLD.

Not all family carers may be related by blood, but choose to support a person with a learning disability in the way
described above. [Adapted from Ward, C. (2001). Family matters: counting families in. London: Department of Health.]

RQ8.1 The individuals experiences of i) having a learning disability and behaviour that challenges, ii) of access to
services, andiii) of treatment.

RQ8.2: The family carers experiences of i) caring for people with a learning disability and behaviour that challenges, ii)
the support available.
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Item

No.

10.

11.

12.

13.

Iltem
Comparison

Types of study to be
included initially

Setting

Primary outcome/
Evaluation

Data extraction (selection
and coding)*

Risk of bias (quality)
assessment*

Strategy for data
synthesis*

Details

e Usual care
¢ No intervention.
Systematic reviews and qualitative research.

Care and shared care provided or commissioned by health and social care, in whatever care setting the person resides.
RQ8.1

Experience of having a learning disability and behaviour that challenges

Experience of access to services

Experience of treatment

RQ8.2
Experience of caring for people with a learning disability and behaviour that challenges
Experience of the support available

Citations from each search will be downloaded into EndNote and duplicates removed. Records will then be screened
against the eligibility criteria of the review. The unfiltered search results will be saved and retained for future potential re-
analysis. All primary-level studies included after the first scan of citations will be acquired in full and re-evaluated for
eligibility at the time they are being entered into a study database (standardised template created in Microsoft Excel).
Eligibility will be confirmed by at least one member of the Guideline Development Group (GDG). The GDG are experts
in the topic and/or research methodology. Two researchers will extract data into the study database, comparing a
sample of each other’s work for reliability. Discrepancies or difficulties with coding will be resolved through discussion
with members of the GDG.

The quality of individual studies will be assessed using the appropriate NICE quality assessment checklist.
Thematic synthesis will be used.

If existing reviews are found, the review team with advice from the Guideline Development Group (GDG) will assess
their quality, completeness, and applicability to the NHS and to the scope of the guideline. If the GDG agree that a
systematic review appropriately addresses a review question, we will search for studies conducted or published since
the review was conducted, and the GDG will assess if any additional studies could affect the conclusions of the previous
review. If new studies could change the conclusions, we will update the review and conduct a new analysis. If new
studies could not change the conclusions of an existing review, the GDG will use the existing review to inform their
recommendations.
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14. Analysis of subgroups or N/A
subsets
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Appendix G: Research recommendations

The Guideline Development Group has made the following recommendations for research,
based on its review of evidence, to improve NICE guidance and patient care in the future.

Preventing the development of behaviour that challenges
in children aged under 5 years with a learning disability

Can positive behaviour support provided for children aged under 5 years with a learning
disability reduce the risk of developing behaviour that challenges?

Why this is important

Behaviour that challenges is common in children with a learning disability and can have a
considerable impact on them and their family members or carers. It is a common reason for
residential placement with associated high costs. Positive behaviour support aims to reduce
behaviour that challenges and increase quality of life through teaching new skills and
adjusting the environment to promote positive behaviour changes. Early intervention with
children at risk of developing behaviour that challenges offers an opportunity to significantly
enhance their life and that of their family members or carers.

The question should be addressed by a programme of research that includes:

¢ developing interventions to prevent the onset of behaviour that challenges in children
aged under 5 years at risk of behaviour that challenges

¢ testing the feasibility of the formal evaluation of the interventions in a randomised
controlled trial

¢ testing the clinical and cost effectiveness of the interventions in a large scale randomised
controlled trial with long-term follow up

¢ testing the implementation of the interventions in routine care.

Interventions to reduce the frequency and extent of
moderate to severe behaviour that challenges

Are applied behavioural analysis interventions and antipsychotic medication, or a
combination of these, effective in reducing the frequency and severity of behaviour that
challenges in adults with a learning disability?

Why this is important

Behaviour that challenges is common in adults with a learning disability and can have a
considerable impact on them and their family members or carers. It is also a common reason
for hospital or residential placement. There is limited evidence for the effectiveness of either
applied behavioural analysis or antipsychotic medication, or a combination of these. Little is
known about which people respond best to which interventions or about the duration of the
interventions. There is considerable evidence of the over use of medication and of limited
skills and competence in delivering behavioural interventions.

The question should be addressed by a programme of research evaluating these
interventions that includes:

¢ developing a protocol for the assessment of moderate to severe behaviour that challenges
that:
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o characterises the nature and function of the behaviour

o assesses all coexisting problems that may contribute to the behaviour developing or
being maintained

¢ developing protocols for delivering and monitoring the interventions to be tested (including
how any currently provided interventions will be stopped)

¢ testing the feasibility of the formal evaluation of the interventions in a randomised
controlled trial (in particular, recruitment)

¢ testing the comparative clinical effectiveness (including moderators and mediators) and
cost effectiveness of the interventions in a large-scale randomised controlled trial.

Locally accessible residential care

Does providing care where people live compared with out-of-area placement lead to
improvements in both the clinical and cost effectiveness of care for people with a learning
disability and behaviour that challenges?

Why this is important

Many out-of-area care placements for people with a learning disability and behaviour that
challenges are a long way from their home. This can have a considerable impact, limiting a
family member or carer’s ability to care for the person and leading to poorer outcomes and
increased costs. It is widely recognised that locally accessible residential placements would
be beneficial and reduce costs but there is no strong empirical evidence to support this.

The question should be addressed by a programme of research that includes:

¢ a needs assessment and the care costs of a representative national consecutive cohort of
250 people who have been placed in out-of-area care in a 2-year period

¢ developing standards for a range of support programmes designed to meet people’s
needs, which would provide detailed information on:

o the needs to be meet
o the nature of the residential environments
o the support, including specialist staff, needed

¢ testing the clinical and cost effectiveness of ‘close to home’ residential placements that
meet the developed standards (compared with consecutive cohorts in out-of-area
placements)

¢ establishing a national register of people who need out-of-area placement.

Factors associated with sustained, high-quality residential
care

What factors (including service management, staff composition, training and supervision, and
the content of care and support) are associated with sustained high-quality residential care
for people with a learning disability and behaviour that challenges?

Why this is important

The quality of residential care for people with a learning disability and behaviour that
challenges remains an issue of national concern. Reviews (most recently of Winterbourne
View Hospital) have identified failings in care. Although recommendations have been made
this has not led to a significant and sustained improvement in care. It is important to
understand how improvement can be maintained.
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The question should be addressed by a programme of research that includes:

e a systematic review of the factors associated with sustained and beneficial change in
health and social care organisations

e designing service-level interventions to support the implementation of these factors

¢ testing the clinical and cost effectiveness of sustainable service-level interventions in a
randomised controlled trial of residential units that are identified as performing poorly or
well (the follow-up period should be for a minimum of 3 years after the implementation of
the intervention).
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Appendix H: Search strategies for the identification of clinical studies scoping searches

Appendix H: Search strategies for the
iIdentification of clinical studies scoping
searches

A broad preliminary search of the literature was undertaken in April 2013a to obtain an
overview of the issues likely to be covered by the scope, and to help define key areas.
Searches were restricted to clinical guidelines, Health Technology Assessment (HTA)

reports, key systematic reviews and RCTSs.

e BMJ Clinical Evidence
¢ Canadian Medical Association (CMA) Infobase (Canadian guidelines)

¢ Clinical Policy and Practice Program of the New South Wales Department of Health
(Australia)

¢ Clinical Practice Guidelines (Australian Guidelines)

e Cochrane Central Register of Controlled Trials (CENTRAL)

e Cochrane Database of Abstracts of Reviews of Effects (DARE)
e Cochrane Database of Systematic Reviews (CDSR)

e Excerpta Medica Database (Embase)

e Guidelines International Network (G-I-N)

e Health Evidence Bulletin Wales

e Health Management Information Consortium [HMIC]

e HTA database (technology assessments)

¢ Medical Literature Analysis and Retrieval System Online (MEDLINE/MEDLINE In-
Process)

¢ National Health and Medical Research Council (NHMRC)

¢ National Library for Health (NLH) Guidelines Finder

¢ New Zealand Guidelines Group

e NHS Centre for Reviews and Dissemination (CRD)

¢ Organizing Medical Networked Information (OMNI) Medical Search

e Scottish Intercollegiate Guidelines Network (SIGN)

e Turning Research Into Practice (TRIP)

¢ United States Agency for Healthcare Research and Quality (AHRQ)

e Websites of NICE — including NHS Evidence - and the National Institute for Health
Research (NIHR) HTA Programme for guidelines and HTAs in development.

Further information about this process can be found in The Guidelines Manual (NICE, 2014).

% The Embase search was re-run on 13th November 2014 to capture records missed by the final
update due to “delayed record processing” - an issue reported by Elsevier on 30" October.
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Each search was constructed using the groups of terms set out in Text Box 1. The full set of search terms is documented in sections 1 to 3. The
selection of search terms was kept broad to maximise retrieval of evidence in a wide range of areas of interest to the GDG.

Table 1: Summary of systematic search strategies: Search strategy construction

Guideline area:

Anticipation and identification (chapter 5)

Review Search type  Search construction Study design  Databases searched  Date range
guestion(s) searched searched
11 Generic (challenging behaviour and learning All General medical 2003 to
search disability terms version 2) databases: October
(updates Embase, Medline, 2014
McClintock et PreMedline,
al 2003) PsycINFO

Guideline area:
Anticipation and Identification (Chapter 5)

Monitoring and Assessment (Chapter 6)

Review Search type  Search construction Study design  Databases searched  Date range
guestion(s) searched searched
1.2,2.2,2.3 Focused [(challenging behaviour and learning All Major bibliographic Database
search o ) databases: inception to
disability terms version 1 AND Embase, Medline, October
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Guideline area:

Interventions (chapter 7)

Review Search type

guestion(s)

3.1-7.1 Generic
search

assessment tool/method terms AND
diagnostic accuracy terms)

OR (named tools/methods AND learning
disability terms version 1)]

Search construction Study design
searched
Major bibliographic and supplementary Systematic
databases: reviews of
[(learning disability and challenging RCT, RCT

behaviour population terms version 1)
AND (RCT/SR study design filter terms)]

Cochrane Library:

[(learning disability and challenging
behaviour population terms version 1)]

Challenging behaviour and learning disabilities

PreMedline,
PsycINFO

Databases searched

Major bibliographic
databases:

CINAHL, Embase,
Medline, PreMedline,
PsycINFO

Cochrane Library:

CDSR, DARE, HTA,
CENTRAL

Supplementary
databases:

AEI, ASSIA, BEI,
ERIC, IBSS, SSCI,
Sociological
Abstracts, Social
Services Abstracts

2014

Date range
searched

Systematic
review of
RCT:

1999 to
October
2014

RCT:
database
inception to
October
2014
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Guideline area:

Experience of Care (chapter 4-5)

Review Search type  Search construction Study design
guestion(s) searched
8.1,8.2 Generic Major bibliographic and supplementary Systematic
search databases: reviews of
[(learning disability and challenging qualitative
behaviour population terms version 1) studies

AND (qualitative SR study design terms)]

Databases searched

Major bibliographic
databases:

CINAHL, Embase,
Medline, PreMedline,
PsycINFO

Supplementary
databases:

AEI, ASSIA, BEI,
ERIC, IBSS, SSCI,
Sociological
Abstracts, Social
Services Abstracts

Date range
searched

1999 to
October
2014

AEI (Australian Education Index), ASSIA (Applied Social Sciences Index and Abstracts), BEI (British Education Index), CDSR
(Cochrane Database of Systematic Reviews), CENTRAL [COCHRANE database of RCTs and other controlled trials), CINAHL,
(Cumulative Index to Nursing and Allied Health Literature), DARE (Database of Abstracts of Reviews and Effectiveness), ERIC
(Education Resources Information Centre), HMIC (Health Management Information Consortium), HTA (Health Technology
Assessment database), IBSS (International Bibliography of the Social Sciences), SSCI (Social Sciences Education Index)
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Section 1: population search terms

Population search terms (version 1)

Embase, Medline, PreMedline, PsycINFO - OVID

Gk, DRk WL NR RPREPR OPRF

Nk ok

exp developmental disorder/ or intellectual impairment/ or exp mental deficiency/
or exp learning disorder/

1 use emez

developmental disabilities/ or exp intellectual disability/ or exp learning disorders/ or
mentally disabled persons/

3 use mesz, prem

exp developmental disabilities/ or exp intellectual development disorder/ or "intellectual
development disorder (attitudes toward)"/ or exp learning disabilities/

5 use psyh

((intellect$ adj3 (deficien$ or difficult$ or disab$ or disorder$ or impair$ or handicap$ or
incapacit$ or handicap$ or sub?average or sub?norm$)) or (low$2 adj2 intellect$)).tw.

(learning adj3 (deficien$ or difficult$ or disab$ or disorder$ or handicap$ or impair$ or
incapacit$ or handicap$ or sub?average or sub?norm$)).tw.

(mental$ adj3 (deficien$ or disab$ or handicap$ or impair$ or handicap$ or incapacit$
or retard$ or sub?average or sub?norm$)).tw.

((subaverage or sub$1 average or subnormal or sub$1 normal$) adj3 (cognit$ or
intel$)).tw.

((development$ or neurodevelopment$) adj disab$).tw.

(education$ adj5 su?bnorm$).tw.

(cretin$ or feeble minded$ or imbecil$ or moron$).tw.

multipl$ handicap$.tw.

adrenoleukodystrophy/ or exp mental retardation malformation syndrome/ or cerebral
palsy/ or coffin lowry syndrome/ or cat cry syndrome/ or down syndrome/ or
mucopolysaccharidosis/ or phenylketonuria/ or pyruvate dehydrogenase/ or rubinstein
syndrome/ or tuberous sclerosis/ or wagr syndrome/ or west syndrome/

15 use emez

adrenoleukodystrophy/ or angelman syndrome/ or cerebral palsy/ or coffin-lowry
syndrome/ or cri-du-chat syndrome/ or de lange syndrome/ or down syndrome/ or
lesch-nyhan syndrome/ or fragile x syndrome/ or mucopolysaccharidoses/ or exp
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=N onN [(o iy Q0

N DN a1 N AN w N N N

exp developmental disorder/ or intellectual impairment/ or exp mental deficiency/
or exp learning disorder/

phenylketonurias/ or exp prader-willi syndrome/ or pyruvate carboxylase deficiency
disease/ or pyruvate dehydrogenase complex deficiency disease/ or rubinstein-taybi
syndrome/ or tuberous sclerosis/ or wagr syndrome/ or spasms, infantile/

17 use mesz, prem

cerebral palsy/ or crying cat syndrome/ or cornelia de lange syndrome/ or down's
syndrome/ or phenylketonuria/

19 use psyh

((adreno adj (leukodystrophy or leukomyeloneuropathy)) or (bronze schilder adj
(disease or syndrome$)) or mckusick 30010 or adrenoleukodystrophy or
adrenomyeloneuropathy or adrenoleukomyeloneuropathy or divry bogaert type
leukodystrophy or melanodermic leukodystrophy or siemerling-creutzfeldt or x ald or
((angelman or happy puppet) adj2 syndrom$) or (((brain or central or cerebral) adj
(palsy or paralysis or paresis)) or encephalopathia infantilis or spastic diplegia) or
(coffin lowry or lowry coffin) or (cat cry or cri du chat or crying cat or ((5p or lejeune$)
adj2 (disease or syndrome))) or (amsterdam degenerative type or amsterdam dwarf or
brachmann de lange or congenital muscular hypertrophic cerebral or de lange or typus
degenerativus amstelodamensis) or ((down$1 adj (disease or syndrome$)) or
((mongolian or mongoloid) adj idiocy) or mongolism or mongoloidism or trisomy 21) or
(childhood epileptic encephalopathy or lennox gastaut or (lennox adj (disease$ or
syndrome))) or (hypoxanthine phosphoribosyltransferase deficiency syndrome or
juvenile hyperuricemia or lesch nyhan or mckusick 30800 or (nyhan adj (disease or
syndrome$))) or ((copper transport adj (disease or syndrome$)) or ((kinky or steely) adj
hair) or menkes or trichopoliodystrophy) or (bell martin or fragile x or gillian turner or
martin bell or turner gillian or x chromosome fragility or (escalante$ adj (disease or
syndrome$))) or (debility or oligiphreni$ or oligophreny) or (((foelling or folling) adj2
(disease or syndrome$)) or mckusick 26160 or oligophrenia or (phenylalanine adj4
monooxygenase deficiency syndrome) or hydroxylase deficiency syndrome or
phenylketonuria$) or (hhho syndrome or (prader adj2 willi)) or (broad thumb hallux or
(rubinstein adj2 (disease or syndrome$ or taybi))) or ((bourneville adj2 (disease or
syndrome$)) or epiloia or (pringle adj2 (disease or syndrome$)) or tuberose sclerosis)
or ((wagr or william$) adj (disease or syndrome$)) or (west$1 adj2 (disease or
syndromes$))).ti,ab.

autism/ or asperger syndrome/

22 use emez

autistic disorder/ or asperger syndrome/

24 use mesz, prem

autism/ or aspergers syndrome/

26 use psyh

Challenging behaviour and learning disabilities

6





Appendix H: Search strategies for the identification of clinical studies scoping searches

[e2V) (62 V) W w w N W = W o w O©N N ~N =

0 W ~N W

[l o b o w

A Wb N b

exp developmental disorder/ or intellectual impairment/ or exp mental deficiency/
or exp learning disorder/

(autis$ or asperger$ or pervasive developmen$ disorder$ or rett$1).ti,ab.

((communicative adj2 impair$) or ((complex or high support) adj3 needs) or ((language
or speech) adj2 (delay$ or disorder$))).ti,ab.

or/2,4,6-14,16,18,20-21,23,25,27-29

behav$.ti,ab,hw.

abuse/ or acting out/ or agitation/ or exp aggression/ or exp anger/ or assault/ or exp
child abuse/ or disruptive behavior/ or emotional abuse/ or patient abuse/ or physical
abuse/ or exp sexual abuse/ or verbal hostility/ or exp violence/

32 use emez

acting out/ or exp domestic violence/ or exp aggression/ or exp anger/ or dangerous
behavior/ or hate/ or hostility/ or sexual harrassment/ or torture/ or violence/

34 use mesz, prem

abuse reporting/ or acting out/ or exp aggressive behavior/ or aggressiveness/ or
agitation/ or exp anger/ or anger control/ or battered females/ or exp child abuse/ or
dangerousness/ or elder abuse/ or emotional abuse/ or exposure to violence/ or exp
harrassment/ or hate/ or patient abuse/ or exp partner abuse/ or rebelliousness/ or
retaliation/ or exp sexual abuse/ or threat/ or threat postures/ or torture/ or verbal
abuse/ or exp violence/

36 use psyh

(abus$ or aggress$ or agitat$ or agonistic or anger or angry or assault$ or attack$ or
bizarre or combative or danger$ or destruct$ or disrupt$ or disturb$ or harass$ or
hostil$ or intimidat$ or rage$ or threat$ or un?toward or violen$).ti,ab.

or/32,35,37-38

automutilation/ or drug overdose/ or exp suicidal behavior/

40 use emez

overdose/ or self-injurious behavior/ or self mutilation/ or stereotypic movement
disorder/ or suicide/ or suicidal ideation/ or suicide, attempted/

42 use mesz, prem

drug overdoses/ or self destructive behavior/ or exp self injurious behavior/ or
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N
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exp developmental disorder/ or intellectual impairment/ or exp mental deficiency/
or exp learning disorder/

attempted suicide/ or suicidal ideation/ or suicide/ or suicide prevention/ or suicide
prevention centers/ or suicidology/

44 use psyh

(auto?aggress$ or auto?mutilat$ or cutt$ or overdos$ or para?suicid$ or (self adj2 cut$)
or self?damag$ or self?destruct$ or self?harm$ or self?hurt$ or self?inflict$ or
self?injur$ or self?mutilat$ or self?poison$vor self?wound$ or suicid$).ti,ab.
0r/41,43,45-46

exp impulse control disorder/

48 use emez

impulse control disorders/

50 use mesz, prem

exp impulse control disorders/ or explosive disorder/

52 use psyh

((impulse control adj disorder$) or (explosive adj2 disorder)).ti,ab.
or/49,51,53-54

conduct disorder/ or oppositional defiant disorder/

56 use emez

exp child behavior/ or conduct disorder/

58 use mesz, prem

exp behavior problems/ or conduct disorder/ or oppositional defiant disorder/

60 use psyh

(conduct$ or (oppositional adj3 (defiant$ or disorder$))).ti,ab.
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0 O ~NOoO OO o ~AO WO =

N~ =~ o~ [(e o]

NN RN

N~ o~ o~

exp developmental disorder/ or intellectual impairment/ or exp mental deficiency/
or exp learning disorder/

or/57,59,61-62

(attenti$ or disrupt$ or impulsiv$ or inattenti$).sh.

(attenti$ adj3 (adolescen$ or adult$ or behav$ or child$ or class or classes or
classroom$ or condition$ or difficult$ or disorder$ or learn$ or people or person$ or
poor or problem$ or process$ or youngster$)).ti,ab.

(impulsiv$ or inattentiv$ or adhd or (attenti$ adj3 deficit$) or hyperactiv$ or (hyper adjl
activ$) or hyperkin$).ti,ab. or (overactiv$.tw. not overactive bladder$.ti.)

or/64-66

absenteeism/ or antisocial behavior/ or arson/ or conflict/ or delinquency/ or fraud/ or
gang/ or juvenile delinquency/ or psychopathy/ or rape/ or recumbency/ or theft/ or
torture/

68 use emez

"conflict (psychology)"/ or firesetting behavior/ or fraud/ or juvenile delinquency/ or rape/
or sex offences/ or theft/ or torture/

70 use mesz, prem

exp adjudication/ or arson/ or attack behavior/ or exp behavior problems/ or bullying/ or
conflict/ or exp criminal behavior/ or cruelty/ or deception/ or exp gangs/ or homicide/ or
exp juvenile delinquency/ or physical abuse/ or psychopathy/ or exp rape/ or
rebelliousness/ or runaway behavior/ or school violence/ or exp sex offences/ or exp
theft/ or exp truancy/ or vandalism/ or violence/

72 use psyh

((adjust$ adj2 (difficult$ or problem$)) or anti?social$ or arson or asbo or asocial or
bully$ or bullie$ or callous$ or delinquen$ or deviant$ or (fire$ adj2 (alight or set$ or
start$)) or mal?adjust$ or psychopath$ or pyromania or shop?lift$ or steal$ or temper$1
or theft$ or unemotional trait$ or vandali$ or (sex$ adj2 (abus$ or harass$ or offen$)) or
((social or unemotional) adj (difficult$ or problem$)) or noncomplian$ or non
complian$).ti,ab.

or/69,71,73-74

(repetitiv$ or self stimulat$ or stereotyp$ or sucking).hw.

(((crumpl$ or tear$) adj2 paper$) or fingering$ or (finger$ adj2 (flex$ or tap$)) or
flapping or knee shaking or humming or ((loud$ or nois$) adj2 (instrument$ or vocali$))
or lip pucker$ or repetitive$ or ritualistic or (rocking or (body adj2 rock$)) or
self?stimulat$ or staring or stemming or stereotyp$ or (thumb adj2 suck$) or (wav$ adj2
(arm$ or hand$))).ti,ab.

Challenging behaviour and learning disabilities
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Appendix H: Search strategies for the identification of clinical studies scoping searches

exp developmental disorder/ or intellectual impairment/ or exp mental deficiency/
or exp learning disorder/

wander$.ti,ab,hw.

withdrawn$.ti,ab,hw.

or/31,39,47,55,63,67,75-79

30 and 80

= 00 [@Xee) © 0 -

Cochrane Library - Wiley

#1 mesh descriptor: [developmental disabilities] this term only
#2 mesh descriptor: [intellectual disability] explode all trees
#3 mesh descriptor: [learning disorders] explode all trees

#4 mesh descriptor: [mentally disabled persons] this term only

#5 ((intellect* near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit*
or subnorm* or subaverage or “sub norm*” or "sub* average" )) or handicap® or (low*2 near/2
intellect*)):ti

#6 ((intellect* near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit*
or subnorm* or subaverage or “sub norm*” or "sub* average")) or handicap* or (low*2 near/2
intellect*)):ab

#7 (learning near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit* or
subnorm* or subaverage" or "sub* norm*" or "sub* average")):ti

#8 (learning near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit* or
subnorm* or subaverage or "sub* norm*" or sub* average*")):ab

#9 (mental* near/3 (deficien* or disab* or impair* or incapacit* or retard* or subnorm* or
subaverage" or “sub* norm*” or "sub* average")):ti

#10  (mental* near/3 (deficien* or disab* or impair* or incapacit* or retard* or subnorm* or
subnorm* or subaverage or "sub* norm*" or "sub* average")):ab

#11  ((subaverage or "sub* average" or subnormal or "sub* normal*") near/3 (cognit* or
intel*)):ti

#12  ((subaverage or "sub* average" or subnormal or "sub* normal*) near/3 (cognit* or
intel*)):ab

#13  ((development* or neurodevelopment*) near/1 disab*):ti
#14  ((development* or neurodevelopment*) near/1 disab*):ab
#15  (education* near/5 (subnorm* or “sub norm*”)):ti

#16  (education* near/5 (subnorm* or “sub norm*”)):ab

Challenging behaviour and learning disabilities
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#17  (cretin* or "feeble-minded*" or imbecil* or moron*):ti

#18  (cretin* or "feeble-minded*" or imbecil* or moron*):ab
#19  mesh descriptor: [adrenoleukodystrophy] this term only
#20  mesh descriptor: [angelman syndrome] this term only
#21  mesh descriptor: [cerebral palsy] this term only

#22  mesh descriptor: [coffin-lowry syndrome] this term only
#23  mesh descriptor: [cri-du-chat syndrome] this term only
#24  mesh descriptor: [de lange syndrome] this term only

#25  mesh descriptor: [down syndrome] this term only

#26  mesh descriptor: [lesch-nyhan syndrome] this term only
#27  mesh descriptor: [fragile x syndrome] this term only

#28  mesh descriptor: [mucopolysaccharidoses] this term only
#29  mesh descriptor: [phenylketonurias] explode all trees
#30  mesh descriptor: [prader-willi syndrome] this term only
#31  mesh descriptor: [pyruvate carboxylase deficiency disease] this term only

#32  mesh descriptor: [pyruvate dehydrogenase complex deficiency disease] this term only

#33  mesh descriptor: [rubinstein-taybi syndrome] this term only
#34  mesh descriptor: [tuberous sclerosis] this term only

#35  mesh descriptor: [wagr syndrome] this term only

#36  mesh descriptor: [spasms, infantile] this term only

#37  ((adreno near/1 (leukodystrophy or leukomyeloneuropathy)) or ("bronze schilder"
near/1 (disease or syndrome*)) or "mckusick 30010" or adrenoleukodystrophy or
adrenomyeloneuropathy or adrenoleukomyeloneuropathy or "divry bogaert type
leukodystrophy" or "melanodermic leukodystrophy" or "siemerling-creutzfeldt" or "x ald" or
((angelman or "happy puppet”) near/2 syndrom*) or (((brain or central or cerebral) near/1
(palsy or paralysis or paresis)) or "encephalopathia infantilis” or "spastic diplegia") or ("coffin
lowry" or "lowry coffin") or ("cat cry" or "cri du chat" or "crying cat" or ((5p or lejeune*) near/2
(disease or syndrome))) or ("amsterdam degenerative type" or "amsterdam dwarf" or
brachmann or "de lange" or "congenital muscular hypertrophic cerebral” or "de lange" or
"typus degenerativus amstelodamensis") or ((down* near/1 (disease or syndrome*)) or
((mongolian or mongoloid) near/1 idiocy) or mongolism or mongoloidism or trisomy 21) or
("childhood epileptic encephalopathy"” or "lennox gastaut” or (lennox near/1 (disease* or
syndrome))) or ("hypoxanthine phosphoribosyltransferase deficiency syndrome" or "juvenile
hyperuricemia” or "lesch nyhan" or "mckusick 30800" or (nyhan near/1 (disease or
syndrome¥))) or (("copper transport” near/1 (disease or syndrome*)) or ((kinky or steely)
near/1 hair) or menkes or trichopoliodystrophy) or ("bell martin” or “fragile x" or "gillian turner"
or "martin bell" or "turner gillian" or "x chromosome fragility" or (escalante* near/1 (disease or
syndrome¥))) or (debility or oligiphreni* or oligophreny) or (((foelling or folling) near/2 (disease
or syndrome*)) or "mckusick 26160" or oligophrenia or (phenylalanine near/1 "4
monooxygenase deficiency syndrome") or "hydroxylase deficiency syndrome" or
phenylketonuria*) or ("hhho syndrome" or (prader near/2 willi)) or ("broad thumb-hallux" or
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(rubinstein near/2 (disease or syndrome* or taybi))) or ((bourneville near/2 (disease or
syndrome?)) or epiloia or (pringle near/2 (disease or syndrome¥*)) or "tuberose sclerosis") or
((wagr or william*) near/1 (disease or syndrome¥*)) or (west* near/2 (disease or
syndrome®))):ti

#38  ((adreno near/1 (leukodystrophy or leukomyeloneuropathy)) or ("bronze schilder”
near/1 (disease or syndrome*)) or "mckusick 30010" or adrenoleukodystrophy or
adrenomyeloneuropathy or adrenoleukomyeloneuropathy or "divry bogaert type
leukodystrophy" or "melanodermic leukodystrophy" or "siemerling-creutzfeldt" or "x ald" or
((angelman or "happy puppet”) near/2 syndrom*) or (((brain or central or cerebral) near/1
(palsy or paralysis or paresis)) or "encephalopathia infantilis" or "spastic diplegia™) or ("coffin-
lowry" or "lowry coffin") or ("cat cry" or "cri du chat" or "crying cat" or ((5p or lejeune*) near/2
(disease or syndrome))) or ("amsterdam degenerative type" or "amsterdam dwarf" or
brachmann or "de lange" or "congenital muscular hypertrophic cerebral” or "de lange" or
"typus degenerativus amstelodamensis") or ((down* near/1 (disease or syndrome*)) or
((mongolian or mongoloid) near/1 idiocy) or mongolism or mongoloidism or trisomy 21) or
("childhood epileptic encephalopathy"” or "lennox gastaut” or (lennox near/1 (disease* or
syndrome))) or ("hypoxanthine phosphoribosyltransferase deficiency syndrome" or "juvenile
hyperuricemia” or "lesch nyhan" or "mckusick 30800" or (nyhan near/1 (disease or
syndrome®))) or (("copper transport" near/1 (disease or syndrome*)) or ((kinky or steely)
near/1 hair) or menkes or trichopoliodystrophy) or ("bell martin” or "fragile x" or "gillian turner"
or "martin bell" or "turner gillian" or "x chromosome fragility" or (escalante* near/1 (disease or
syndrome¥))) or (debility or oligiphreni* or oligophreny) or (((foelling or folling) near/2 (disease
or syndrome*)) or "mckusick 26160" or oligophrenia or (phenylalanine near/1 "4
monooxygenase deficiency syndrome") or "hydroxylase deficiency syndrome" or
phenylketonuria*) or ("hhho syndrome" or (prader near/2 willi)) or ("broad thumb-hallux" or
(rubinstein near/2 (disease or syndrome* or taybi))) or ((bourneville near/2 (disease or
syndrome¥)) or epiloia or (pringle near/2 (disease or syndrome¥*)) or "tuberose sclerosis") or
((wagr or william*) near/1 (disease or syndrome®*)) or (west* near/2 (disease or
syndrome®))):ab

#39  (autis* or asperger* or "pervasive developmen* disorder*" or rett*):ti,ab,kw

#40  ((communicative near/2 impair*) or ((complex or "high support") near/3 needs) or
((language or speech) near/2 (delay* or disorder*))):ti,ab,kw

#41 #1 or #2 or #3 or #4 or #5 or #6 or #7 or #8 or #9 or #10 or #11 or #12 or #13 or #14
or #15 or #16 or #17 or #18 or #19 or #20 or #21 or #22 or #23 or #24 or #25 or #26

#H42 #27 or #28 or #29 or #30 or #31 or #32 or #33 or #34 or #35 or #36 or #37 or #38 or
#39 or #40

#43  #41 or #42

#44  behav*:ti,ab,kw

#45  mesh descriptor: [acting out] this term only

#46  mesh descriptor: [domestic violence] explode all trees
#47  mesh descriptor: [aggression] explode all trees

#48  mesh descriptor: [anger] explode all trees

#49  mesh descriptor: [dangerous behavior] this term only
#50  mesh descriptor: [hate] this term only

#51  mesh descriptor: [hostility] this term only

Challenging behaviour and learning disabilities
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#52  mesh descriptor: [sexual harassment] this term only
#53  mesh descriptor: [torture] explode all trees
#54  mesh descriptor: [violence] this term only

#55  (abus* or aggress* or agitat* or agonistic or anger or angry or assault* or attack* or
bizarre or combative or danger* or destruct* or disrupt* or disturb* or harass* or hostil* or
intimidat* or rage™ or threat* or untoward or “un toward” or violen*):ti

#56  (abus* or aggress* or agitat* or agonistic or anger or angry or assault* or attack* or
bizarre or combative or danger* or destruct* or disrupt* or disturb* or harass* or hostil* or
intimidat* or rage* or threat* or untoward or “un toward” or violen*):ab

#57  mesh descriptor: [drug overdose] this term only

#58  mesh descriptor: [self-injurious behavior] explode all trees
#59  mesh descriptor: [self mutilation] this term only

#60  mesh descriptor: [suicide] explode all trees

#61  mesh descriptor: [suicide, attempted)] this term only

#62  mesh descriptor: [suicidal ideation] this term only

#63  (autoaggress* or "auto aggress*" or automutilat* or "auto mutilat*" or cutt* or overdos*
or parasuicid* or "para suicid*" or (self near/2 cut*) or selfdamag* or "self damage*" or
selfdestruct* or "self destruct*" or selfharm* or "self harm*" or selfhurt or "self hurt*" or
selfinflict* or "self inflict*" or selfinjur* or "self injur*" or selfmutilat* or "self mutilat*" or
selfpoison* or "self poison*" or "self wound*" or suicid*):ti

#64  (autoaggress* or "auto aggress*' or automutilat* or "auto mutilat*" or cutt* or overdos*
or parasuicid* or "para suicid*" or (self near/2 cut*) or selfdamag* or "self damage*" or
selfdestruct* or "self destruct*" or selfharm* or "self harm*" or selfhurt or "self hurt*" or
selfinflict* or "self inflict*" or selfinjur* or "self injur*" or selfmutilat* or "self mutilat*" or
selfpoison* or "self poison*" or "self wound*" or suicid*):ab

#65  mesh descriptor: [impulse control disorders] explode all trees

#66  mesh descriptor: [firesetting behavior] this term only

#67  mesh descriptor: [trichotillomania] this term only

#68  ((impulse control near/1 disorder*) or (explosive near/2 disorder)):ti
#69  ((impulse control near/1 disorder*) or (explosive near/2 disorder)):ab
#70  mesh descriptor: [child behavior] explode all trees

#71  mesh descriptor: [child behavior disorders] this term only

#72  mesh descriptor: [attention deficit and disruptive behavior disorders] 1 tree(s)
exploded

#73  mesh descriptor: [stereotypic movement disorder] this term only
#74  (attenti* or disrupt* or impulsiv* or inattenti*):kw

#75  (attenti* near/3 (adolescen* or adult* or behav* or child* or class or classes or
classroom* or condition* or difficult* or disorder* or learn* or people or person* or poor or
problem* or process* or youngster*)):ti
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#76  (attenti* near/3 (adolescen* or adult* or behav* or child* or class or classes or
classroom* or condition* or difficult* or disorder* or learn* or people or person* or poor or
problem* or process* or youngster*)):ab

#77  (impulsiv* or inattentiv* or adhd or (attenti* near/3 deficit*) or hyperactiv* or (hyper
near/1 activ*) or hyperkin*) or overactiv*:ti

#78  (impulsiv* or inattentiv* or adhd or (attenti* near/3 deficit*) or hyperactiv* or (hyper
near/1 activ*) or hyperkin*) or overactiv*:ab

#79  mesh descriptor: [conflict (psychology)] this term only
#80  mesh descriptor: [fraud] this term only

#81  mesh descriptor: [juvenile delinquency] this term only
#82  mesh descriptor: [rape] this term only

#83  mesh descriptor: [theft] this term only

#84  mesh descriptor: [torture] this term only

#85  ((adjust* near/2 (difficult* or problem*)) or antisocial* or "anti social*" or arson or asbo
or asocial or bully* or bullie* or callous* or delinquen* or deviant* or (fire* near/2 (alight or
set® or start*)) or maladjust® or “mal adjust*” or psychopath* or pyromania or shoplift* or
"shop lift*" or steal* or temper*1 or theft* or "unemotional trait*" or vandali* or (sex* near/2
(abus* or harass* or offen*)) or ((social or unemotional) near/1 (difficult* or problem*)) or
noncomplian* or "non complian*"):ti

#86  ((adjust* near/2 (difficult* or problem*)) or antisocial* or "anti social*" or arson or asbo
or asocial or bully* or bullie* or callous* or delinquen* or deviant* or (fire* near/2 (alight or
set* or start*)) or maladjust* or “mal adjust*” or psychopath* or pyromania or shoplift* or
"shop lift*" or steal* or temper*1 or theft* or "unemotional trait*" or vandali* or (sex* near/2
(abus* or harass* or offen*)) or ((social or unemotional) near/1 (difficult* or problem*)) or
noncomplian* or "non complian*"):ab

#87  (((crumpl* or tear*) near/2 paper*) or fingering* or (finger* near/2 (flex* or tap*)) or
flapping or "knee shaking" or humming or ((loud* or nois*) near/2 (instrument* or vocali*)) or
"lip pucker*" or repetitive* or ritualistic or (rocking or (body near/2 rock*)) or ("self stimulat*"' or
selfstimulat*) or staring or stemming or stereotyp* or (thumb near/2 suck*) or (wav* near/2
(arm* or hand*))):ti

#88 77 (((crumpl* or tear*) near/2 paper*) or fingering* or (finger* near/2 (flex* or tap*)) or
flapping or "knee shaking" or humming or ((loud* or nois*) near/2 (instrument* or vocali*)) or
"lip pucker*" or repetitive* or ritualistic or (rocking or (body near/2 rock*)) or ("self stimulat*" or
selfstimulat*) or staring or stemming or stereotyp* or (thumb near/2 suck*) or (wav* near/2
(arm* or hand*))):ab

#89  wander* or withdrawn*:ti,ab,kw

#90 H#HA44 or #45 or #46 or #47 or #48 or #49 or #50 or #51 or #52 or #53 or #54 or #55 or
#56 or #57 or #58 or #59 or #60 or #61 or #62 or #63 or #64 or #65 or #66 or #67 or #68 or
#69 or #70

#91 H#71 or #72 or #73 or #74 or #75 or #76 or #77 or #78 or #79 or #80 or #81 or #82 or
#83 or #84 or #85 or #86 or #87 or #88 or #89

#92 #90 or #91
#93  #43 and #92
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Al1l4

Appendix H: Search strategies for the identification of clinical studies scoping searches

BEI, ERIC, IBSS, SSCI, Sociological Abstracts, Social Services Abstracts - Proquest

((intellect* near/3 (deficien* or difficult* or disab* or disorder* or impair* or handicap* or
incapacit® or subnorm* or “sub* average” or “sub* average” or “sub* norm*”)) or (low*2 near/2
intellect*)) or (learning near/3 (deficien* or difficult* or disab* or disorder* or handicap* or
impair* or incapacit* or subnorm* or “sub* average” or “sub* average” or “sub* norm*”)) or
(mental* near/3 (deficien* or disab* or handicap* or impair* or incapacit* or retard* or
subnorm* or “sub* average” or “sub* average” or “sub* norm*”))

CINAHL - EBSCO

s72 |s33 and s71

s34 or s35 or s36 or s37 or s38 or s39 or s40 or s41 or s42 or s43 or s44 or s45 or
S46 or s47 or s48 or s49 or s50 or s51 or s52 or s53 or s54 or s55 or s56 or s57 or
s58 or s59 or s60 or s61 or s62 or s63 or s64 or s65 or s66 or s67 or s68 or s69 or
s70

s71

s70 [ti withdrawn* or ab withdrawn*

s69 |ti wander* or ab wander*

ti ( (((crumpl* or tear*) n2 paper*) or fingering* or (finger* n2 (flex* or tap*)) or flapping
or “knee shaking” or humming or ((loud* or nois*) n2 (instrument* or vocali*)) or “lip
pucker*” or repetitive* or ritualistic or (rocking or (body n2 rock*)) or (“self stimulat*”
or selfstimulat*) or staring or stemming or stereotyp* or (thumb n2 suck*) or (wav* n2
s68 |(arm* or hand*))) ) or ab ( (((crumpl* or tear*) n2 paper*) or fingering* or (finger* n2
(flex* or tap®)) or flapping or “knee shaking” or humming or ((loud* or nois*) n2
(instrument* or vocali*)) or “lip pucker*” or repetitive* or ritualistic or (rocking or (body
n2 rock®)) or (“self stimulat*” or selfstimulat*) or staring or stemming or stereotyp* or
(thumb n2 suck*) or (wav* n2 (arm* or hand*))) )

s67 |mw (repetitiv* or “self stimulat®” or stereotyp* or sucking)

ti ( ((adjust* n2 (difficult* or problem*)) or antisocial* or “anti social*” or arson or asbo
or asocial or bully* or bullie* or callous* or delinquen* or deviant* or (fire* n2 (alight or
set® or start*)) or maladjust* or “mal adjust*®” or pyromania or psychopath* or shoplift*
or “shop lift*” or steal* or temper* or theft* or “unemotional trait*” or vandali* or (sex*
n2 (abus* or harass* or offen*)) or ((social or unemotional) n1 (difficult* or problem*))
or noncomplian* or “non complian*”) ) or ab ( ((adjust* n2 (difficult* or problem*)) or
antisocial* or “anti social*” or arson or asbo or asocial or bully* or bullie* or callous*
or delinquen* or deviant* or (fire* n2 (alight or set* or start*)) or maladjust* or “mal
adjust™” or pyromania psychopath* or shoplift* or “shop lift*” or steal* or temper* or
theft* or “unemotional trait*” or vandali* or (sex* n2 (abus* or harass* or offen*)) or
((social or unemotional) n1 (difficult* or problem*)) or noncomplian* or “non
complian®”) )

S66

s65 |(mh "torture™)

s64 |(mh "theft")

s63 |(mh "rape")

s62 |(mh "juvenile delinquency")
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s61

(mh "fraud")

s60

(mh "pyromania”)

s59

(mh "conflict (psychology)")

s58

ti ( (impulsiv* or inattentiv* or adhd or (attenti* n3 deficit*) or hyperactiv* or “hyper
activ*” or hyperkin*) ) or ab ( (impulsiv* or inattentiv* or adhd or (attenti* n3 deficit*) or
hyperactiv* or “hyper activ*” or hyperkin*) )

s57

ti ( (attenti* n3 (adolescen* or adult* or behav* or child* or class or classes or
classroom* or condition* or difficult* or disorder* or learn* or people or person* or
poor or problem* or process* or youngster*)) ) or ab ( (attenti* n3 (adolescen* or
adult* or behav* or child* or class or classes or classroom* or condition* or difficult*
or disorder* or learn* or people or person* or poor or problem* or process* or
youngster*)) )

s56

mw (attenti* or disrupt* or impulsiv* or inattenti*)

s55

mw (attenti* or disrupt* or impulsiv* or inattenti*)

sb4

ti ( (conduct* or (oppositional n3 (defiant* or disorder*))) ) or ab ( (conduct* or
(oppositional n3 (defiant* or disorder*))) )

sb3

(mh "social behavior disorders+")

sb2

(mh "child behavior disorders")

sb1

(mh "child behavior+")

s50

ti ( ((“impulse control disorder*”) or (explosive n2 disorder)) ) or ab ( ((“impulse control
disorder™”) or (explosive n2 disorder)) )

s49

(mh "impulse control disorders") or (mh "impulse control (iowa noc)")

s48

ti ( (autoaggress* or “auto aggress*” or automutilat* or “auto mutilat* or cutt* or
overdos™ or parasuicid* or “para suicid*” or “self cut*” or selfdamag®* or “self damage™”
or selfdestruct® or “self destruct*” or selfharm* or “self harm*” or selfhurt or “self hurt*”
or selfinflict* or “self inflict*” or selfinjur* or “self injur*” or selfmutilat* or “self mutilat*”
or selfpoison* or “self poison*” or “self wound*” or suicid*) ) or ab ( (autoaggress* or
“auto aggress*” or automutilat* or “auto mutilat*” or cutt* or overdos* or parasuicid* or
“para suicid*” or “self cut*” or selfdamag™* or “self damage*” or selfdestruct® or “self
destruct™ or selfharm* or “self harm*” or selfhurt or “self hurt*” or selfinflict* or “self
inflict*” or selfinjur* or “self injur®” or selfmutilat* or “self mutilat*” or selfpoison* or
“self poison*” or “self wound*” or suicid*) )

s47

(mh "suicidal ideation") or (mh "suicide, attempted") or (mh "suicide risk (saba ccc)")
or (mh "suicide prevention (iowa nic)") or (mh "suicide self-restraint (iowa noc)")

s46

(mh "self mutilation risk (saba ccc)") or (mh "risk for self-mutilation (nanda)") or (mh
"self-mutilation restraint (iowa noc)") or (mh "injuries, self-inflicted™)
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s45 |(mh "self-injurious behavior")

s44 |(mh "overdose")
ti ( (abus* or aggress* or agitat* or agonistic or anger or angry or assault* or attack*
or bizarre or combative or danger* or destruct* or disrupt* or disturb* or harass* or
hostil* or intimidat* or rage* or threat* or untoward or “un toward” or violen*) ) or ab (

s43 7 e
(abus* or aggress* or agitat* or agonistic or anger or angry or assault* or attack* or
bizarre or combative or danger* or destruct* or disrupt* or disturb* or harass* or
hostil* or intimidat* or rage* or threat* or “un toward” or untoward or violen*) )

s42 |(mh "domestic violence+")

s41 |(mh "violence")

s40 |(mh "torture")

s39 |(mh "sexual harassment")

s38 |(mh "sexual abuse+")

s37 |(mh "anger") or (mh "anger control assistance (iowa nic)")

s36 |(mh "aggression+")

s35 |(mh "acting out")

s34 |tx behav* or mw behav*
s1 or s2 or s3 or s4 or s5 or s6 or s7 or s8 or s9 or s10 or s11 or s12 or s13 or s14 or

s33 |s15o0rsl16 or s17 or s18 or s19 or s20 or s21 or s22 or s23 or s24 or s25 or s26 or
s27 or s28 or s29 or s30 or s31 or s32
ti ( ((communicative n2 impair*) or ((complex or “high support”) n3 needs) or
((language or speech) n2 (delay* or disorder*))) ) or ab ( ((communicative n2 impair*)

832 11 ” *
or ((complex or “high support”) n3 needs) or ((language or speech) n2 (delay* or
disorder*))) )

<31 ti ( (autis* or asperger* or “pervasive developmen* disorder*” or rett* ) ) or ab ( (autis*
or asperger* or “pervasive developmen* disorder*” or rett* ) )

30 (mh "autistic disorder") or (mh "pervasive developmental disorder-not otherwise
specified") or (mh "asperger syndrome")
ti ( ((adreno n1 (leukodystrophy or leukomyeloneuropathy)) or (“bronze schilder” n1
(disease or syndrome*)) or “mckusick 30010” or adrenoleukodystrophy or
adrenomyeloneuropathy or adrenoleukomyeloneuropathy or “divry bogaert type

<29 leukodystrophy” or “melanodermic leukodystrophy” or “siemerling-creutzfeldt” or “x

ald” or ((angelman or “happy puppet”’) n2 syndrom*) or (((brain or central or cerebral)
n1 (palsy or paralysis or paresis)) or “encephalopathia infantilis” or “spastic diplegia”)
or (“coffin-lowry” or “lowry coffin”) or (“cat cry” or “cri du chat” or “crying cat” or ((5p or
lejeune®) n2 (disease or syndrome))) or (“amsterdam degenerative type” or
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“amsterdam dwarf” or brachmann or “de lange” or “congenital muscular hypertrophic
cerebral” or “de lange” or “typus degenerativus amstelodamensis”) or ((down* n1
(disease or syndrome*)) or ((mongolian or mongoloid) n1 idiocy) or mongolism or
mongoloidism or trisomy 21) or (“childhood epileptic encephalopathy” or “lennox
gastaut” or (lennox n1 (disease* or syndrome))) or (“hypoxanthine
phosphoribosyltransferase deficiency syndrome” or “juvenile hyperuricemia” or “lesch
nyhan” or “mckusick 30800” or (nyhan n1 (disease or syndrome*))) or ((“copper
transport” n1 (disease or syndrome™®)) or ((kinky or steely) n1 hair) or menkes or
trichopoliodystrophy) or (“bell martin” or “fragile x” or “gillian turner” or “martin bell” or
“turner gillian” or “x chromosome fragility” or (escalante* n1 (disease or syndrome*)))
or (debility or oligiphreni* or oligophreny) or (((foelling or folling) n2 (disease or
syndrome®)) or “mckusick 26160” or oligophrenia or (phenylalanine n1 “4
monooxygenase deficiency syndrome”) or “hydroxylase deficiency syndrome” or
phenylketonuria*) or (“hhho syndrome” or (prader n2 willi)) or (“broad thumb-hallux”
or (rubinstein n2 (disease or syndrome* or taybi))) or ((bourneville n2 (disease or
syndrome®)) or epiloia or (pringle n2 (disease or syndrome*)) or “tuberose sclerosis”)
or ((wagr or william*) nl1 (disease or syndrome*)) or (west* n2 (disease or
syndrome®))) ) or ab ( ((adreno nl (leukodystrophy or leukomyeloneuropathy)) or
(“bronze schilder’ n1 (disease or syndrome*)) or “mckusick 30010” or
adrenoleukodystrophy or adrenomyeloneuropathy or adrenoleukomyeloneuropathy
or “divry bogaert type leukodystrophy” or “melanodermic leukodystrophy” or
“siemerling-creutzfeldt” or “x ald” or ((angelman or “happy puppet’) n2 syndrom*) or
(((brain or central or cerebral) n1 (palsy or paralysis or paresis)) or “encephalopathia
infantilis” or “spastic diplegia”) or (“coffin-lowry” or “lowry coffin”) or (“cat cry” or “cri
du chat” or “crying cat” or ((5p or lejeune*) n2 (disease or syndrome))) or
(“amsterdam degenerative type” or “amsterdam dwarf” or brachmann or “de lange” or
“congenital muscular hypertrophic cerebral” or “de lange” or “typus degenerativus
amstelodamensis”) or ((down* n1 (disease or syndrome*)) or ((mongolian or
mongoloid) n1 idiocy) or mongolism or mongoloidism or trisomy 21) or (“childhood
epileptic encephalopathy” or “lennox gastaut” or (lennox n1 (disease* or syndrome)))
or (“hypoxanthine phosphoribosyltransferase deficiency syndrome” or “juvenile
hyperuricemia” or “lesch nyhan” or “mckusick 30800” or (nyhan n1 (disease or
syndrome*))) or ((“copper transport” n1 (disease or syndrome™)) or ((kinky or steely)
n1 hair) or menkes or trichopoliodystrophy) or (“bell martin” or “fragile x” or “gillian
turner” or “martin bell” or “turner gillian” or “x chromosome fragility” or (escalante* n1
(disease or syndrome®))) or (debility or oligiphreni* or oligophreny) or (((foelling or
folling) n2 (disease or syndrome*)) or “mckusick 26160” or oligophrenia or
(phenylalanine n1 “4 monooxygenase deficiency syndrome”) or “hydroxylase
deficiency syndrome” or phenylketonuria®) or (“hhho syndrome” or (prader n2 willi))
or (“broad thumb-hallux” or (rubinstein n2 (disease or syndrome* or taybi))) or
((bourneville n2 (disease or syndrome*)) or epiloia or (pringle n2 (disease or
syndrome*)) or “tuberose sclerosis”) or ((wagr or william*) n1 (disease or syndrome*))
or (west* n2 (disease or syndrome?))) )

s28

(mh "spasmes, infantile")

s27

(mh "wagr syndrome")

s26

(mh "tuberous sclerosis")

s25

(mh "rubinstein-taybi syndrome")

s24

(mh "prader-willi syndrome")
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s23

(mh "phenylketonuria, maternal”) or (mh "phenylketonuria”)

s22

(mh "mucopolysaccharidoses")

s21

(mh "fragile x syndrome")

s20

(mh "down syndrome")

s19

(mh "de lange syndrome")

s18

(mh "cri-du-chat syndrome")

sl7

(mh "coffin-siris syndrome")

sl16

(mh "coffin-siris syndrome")

sl15

(mh "cerebral palsy")

sl4

(mh "angelman syndrome")

s13

(mh "adrenoleukodystrophy")

sl?

ti “multipl* handicap*” or ab “multipl* handicap*”

sll

ti ( (cretin* or “feeble-minded*” or imbecil* or moron*) ) or ab ( (cretin* or “feeble-
minded*” or imbecil* or moron*) )

s10

ti (education* n5 subnorm*) or ab (education* n5 subnorm*)

s9

ti ( ((development* or neurodevelopment*) nl disab*) ) or ab ( ((development* or
neurodevelopment*) nl disab*) )

s8

ti ( ((subaverage or “sub* average” or subnormal or “sub* normal*”) n3 (cognit* or
intel*)) ) or ab ( ((subaverage or “sub* average” or subnormal or “sub* normal*”) n3
(cognit* or intel*)) )

s’

ti ( (mental* n3 (deficien* or disab* or handicap* or impair* or incapacit* or retard* or
subnorm* or “sub norm*” or “sub* average” or “sub* average”)) ) or ab ( (mental* n3
(deficien* or disab* or handicap* or impair* or incapacit* or retard* or subnorm* or
“sub norm*” or “sub* average” or “sub* average”)) )

s6

ti ( (learning n3 (deficien* or difficult* or disab* or disorder* or handicap* or impair* or
incapacit* or subnorm* or “sub* average” or “sub* average” or “sub* norm*”)) ) or ab (
(learning n3 (deficien* or difficult* or disab* or disorder* or handicap* or impair* or
incapacit* or subnorm* or “sub* average” or “sub* average” or “sub* norm*”)) )

s5

ti ( ((intellect* n3 (deficien* or difficult* or disab* or disorder* or impair* or handicap*
or incapacit* or “sub norm*” or subnorm* or subaverage or “sub* average”)) or (low*
n2 intellect*)) ) or ab ( ((intellect* n3 (deficien* or difficult* or disab* or disorder* or
impair* or handicap® or incapacit* or “sub norm*” or subnorm* or subaverage or “sub*
average”)) or (low* n2 intellect*)) )
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s4 | (mh "mentally disabled persons")
s3 |(mh "learning disorders")

s2 |(mh "mental retardation+")

sl |(mh "developmental disabilities")

Population search terms (version 2)

Embase, Medline, PreMedline, PsycINFO - OVID

((aggression or aggressive behavio?r* or ((challenging or mal?adaptive) adj behavio?r*) or
(behavio?r* adj2 (aberrant or problem*)) or ((destructive or disruptive) adj behavio?r*) or
(destruct* adj2 property) or ((repetitive or stereotyped) adj behavio?r*) or stereotypy or self
injurious behavio?r* or self?injur* or self?harm*) and (((developmental or intellectual or

1 |learning or mental) adj disabilit*) or intellectual impairment or (mental adj (handicap* or
retardation)))).ti,ab,hw. or (developmental disorder or intellectual development disorder or
learning disorder*).sh.

Section 2: intervention search terms

Review questions: 1.2,2.2,2.3

Embase, Medline, PreMedline, PsycINFO - OVID

checklist/ or clinical assessment/ or clinical evaluation/ or exp computer assisted
diagnosis/ or functional assessment/ or geriatric assessment/ or measurement/ or needs
assessment/ or nursing assessment/ or outcome assessment/ or patient assessment/ or
predictive value/ or risk assessment/ or scoring system/ or self evaluation/ or semi
structured interview/ or "speech and language assessment"/ or structured interview/ or
structured questionnaire/

1 use emez

checklist/ or exp diagnosis, computer-assisted/ or diagnostic, self evaluation/ or geriatric
assessment/ or interview, psychological/ or mass screening/ or needs assessment/ or exp
nursing assessment/ or "outcome and process assessment (health care)"/ or "outcome
assessment (health care)"/ or exp personality assessment/ or exp questionnaires/ or risk
assessment/

3 use mesz, prem
attitude measurement/ or exp attitude measures/ or comprehension tests/ or computer

assisted diagnosis/ or geriatric assessment/ or group testing/ or individual testing/ or
measurement/ or needs assessment/ or exp perceptual measures/ or pretesting/ or exp
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psychiatric evaluation/ or exp psychodiagnostic interview/ or exp psychological
assessment/ or exp questionnaires/ or risk assessment/ or exp selection tests/ or self
evaluation/ or sensorimotor measures/

6 5 use psyh

(battery or batteries or checklist$ or check list$ or index or instrument$ or interview$ or

inventor$ or item$ or measure$1 or questionnaire$ or rate or rating or scale$ or score$ or

screen$ or (self adj (assess$ or report$)) or subscale$ or survey$ or tool$ or test

form$).tw.

8 or/2,4,6-7

9 di.fs. or exp diagnosis/ or exp mass screening/ or screening test/

10 9 use emez

11 di.fs. or exp diagnosis/ or mass screening/ or nursing diagnosis/

12 11 use mesz, prem

13 exp diagnosis/ or exp health screening/ or screening/ or exp screening tests/

14 13 use psyh

(assess$ or course or detect$ or diagnos$ or evaluat$ or identif$ or monitor$ or predict$
or prognos$ or psychodiagnos$ or recogni$ or screen$).tw.

16 (or/10,12,14-15) or diagnos$.sh.
178 and 16

18 clinical assessment tool/ or exp diagnostic test/ or exp psychologic test/ or psychometry/
or rating scale/ or screening test/ or summated rating scale/
19 18 use emez

diagnostic tests, routine/ or "predictive value of tests"/ or exp psychiatric status rating
scales/ or exp psychological tests/

20
21 20 use mesz, prem
exp inventories/ or performance tests/ or exp personality measures/ or exp preference
measures/ or psychometrics/ or exp rating scales/ or exp reading measures/ or exp
22 retention measures/ or exp screening tests/ or sociometric tests/ or "speech and hearing

measures"/ or standardized tests/ or subtests/ or symptom checklists/ or exp testing/ or
testing methods/ or exp test scores/ or verbal tests/

23 22 use psyh
24 (casefind$ or ((case or tool$) adj (find$ or identif$))).tw.
25 17 or (0r/19,21,23-24)

"area under the curve"/ or predictive validity/ or receiver operating characteristic/ or
reliability/ or "sensitivity and specificity"/ or test retest reliability/ or validity/

Challenging behaviour and learning disabilities
21





Appendix H: Search strategies for the identification of clinical studies scoping searches

27 26 use emez

"area under curve"/ or "predictive value of tests"/ or "reproducibility of results"/ or roc
curve/ or "sensitivity and specificity"/ or validation studies/

29 28 use mesz, prem
30 test reliability/ or test validity/
31 30 use psyh

(accurac$ or accurat$ or area under curve or auc value$ or clinical utilit$ or (likelihood
adj3 ratio$) or (diagnostic adj2 odds ratio$) or ((pre?test or post?test) adj2 probabilit$) or
(predict$ adj3 value$) or receiver operating characteristic or (roc adj2 curv$) or reliabil$ or
sensititiv$ or specificit$ or valid$).tw.

33 0r/27,29,31-32
34 25 and 33

(adaptive behavio?r scale$ or affective communication assessment $ or (assessment
adj2 communication adj2 interaction skill) or autism behavio?r checklist$ or autonomy
scale$ or british picture vocabulary test$ or (cardiff health check adj2 people adj3 learning
disability) or (characteristics adj3 treatment environment) or chapas or passad or
children$ communication checklist or children$ social behavio?r questionnaire or client
behavio?r measure or (clinical evaluation adj2 language fundamentals) or celf 4 or celf4
or celf preschool 2 or celf preschool2 or celf p 2 or celf p2 or celfp2 or communication
assessment profile or community adjustment scale or conner$ rating scale$ or conner$3
or derbyshire language scheme or developmental disability distress assessment tool or
dis?dat or early communication assessment or (emotionality adj2 activity adj2 sociability
temperament survey adj2 children) or eas survey or eas temperament survey or
(functional assessment adj2 problem behavio?r$) or group home management schedule
or (evaluation of$1 social interaction) or henderson environmental learning process scale
or (home and community social behavio?r scale$) or hcsbs or hcsbs2 or school social
behavio?r scale$ or ssbs or ssbs2 or (home observation adj3 measurement adj3
environment) or (home infant adj2 toddlers form) or (home adj2 (preschool or pre school)
adj2 age form) or home elementary age form or homesf or home sf or (index adj2 adult
35 autonomy) or (index adj2 community involvement) or (index adj2 participation adj2
domestic life) or (index adj2 physical environment) or life experience checklist or
manchester pragmatics profile or mccormick toy or non communicating children$ pain
checklist or physical quality instrument or playground observation checklist or pragmatics
profile or (preschool language scale adj2 fourth edition) or pls 4 or pls4 or ((pre-verbal or
preverbal) adj2 communication schedule) or (programme analysis adj2 service systems)
or rapport measurement or receptive expressive emergent language test or (receptive
adj2 expressive one word picture vocabulary test$) or owpvt 4 or owpvt4 or eowpvt 4 or
eowpvtd or rowpvt 4 or rowpvt4 or residential management survey $ or revised class play
or revised residence management practices or (scales adj2 independent behavio?r adj2
revised) or (reynell zinkin scale$ and visual impairment$) or (sensory integration adj2
praxis test) or sensory processing measure or sensory profile or ((infant or toddler) adj2
sensory profile) or sensory profile school companion or ((adult$ or adolescent$) adj2
sensory profile) or social climate scale$ or social information-processing skill$ measure or
sips measure$ or social skills improvement system or social skills rating system or south
london object test or staff behavio?r measure or activity measure or responsibility scale or
(test adj2 reception adj2 grammar) or (trichotillomania scale adj2 children) or (triple ¢ and
(checklist adj3 communicative competencies)) or vineland adaptive behavio?r scale).ti,ab.
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36

37

(antecedent behavio?r consequences chart$ or abc chart$ or abc incident analysis or
aberrant behavio?r checklist or (american association adj2 mental deficiency) or adaptive
behavio?r scale$ or (residential adj2 community adj2 second edition) or abs rc$ or absrc
or (assessment adj2 motor adj2 process skills) or school amps or bayley behavio?r rating
scale or behavio?r checklist or behavio?r problems inventory or behavio?r screening
guestionnaire or (behavio?ral assessment system adj2 children) or bipolar adjective
checklist or ((care giv$ or caregiv$) adj problem checklist) or clinical global impression$ or
challenging behavio?r attributions scale or challenging behavio?r interview or (checklist
adj2 challenging behavio?r) or child behavio?r checklist or (children$ scale adj2 hostility
adj2 aggression adj2 (reactive or proactive)) or ¢ sharp or csharp or (adult scale adj2
hostility adj2 aggression adj2 reactive proactive) or a$1 sharp or asharp or contextual
assessment inventory or developmental behavio?r checklist or (diagnostic assessment
adj3 severely handicapped) or dash ii or dashii or disability assessment schedule or
emotional problems scale$ or eyberg child behavio?r inventory or family observation
schedule or fos riii or fosriii or functional analysis screening tool or (hcr 20 and historical)
or (hcr20 and historical) or (historical clinical risk management adj2 (cerebral palsy or
crying cat syndrome or cornelia de lange syndrome or down's syndrome or
phenylketonuria)) or (health adj3 nation outcome scales adj2 people adj2 learning
disabilities) or health action plan or health action checklist or (home adj2 community
problem checklist) or health equalities framework or home situation$ questionnaire or
(institute adj2 basic research modified overt aggression scale) or ibr moas or ibrmoas or
ibr modified overt aggression scale or ((interview protocol adj2 challenging behavio?r) and
revised) or (inventory adj2 client adj2 agency planning) or (minnesota sex offender
screening tool and revised) or mnsost r or mnsostr or modified overt aggression scale or
motivation assessment scale or nisonger child behavio?r rating form or ncbrf or (nisonger
child behavio?r rating form and problem behav$) or ncbrf pb or ncbrfpb or overt
aggression scale or parental concerns questionnaire or pdd behavio?r inventory or pddbi
or pdd bi or preschool behavio?r checklist or problem behavio?r questionnaire or
(psychopathy checklist adj2 revised) or questions about behavio?ral function or (rapid risk
assessment adj2 sexual offence recidivism) or rrasor or (reiss screen adj2 maladaptive
behavio?r) or (repetitive behavio?r scale adj2 revised) or (revised children$ anxiety adj2
depression scale) or risk matrix 2000 or (scales adj2 independent behavio?r adj2 revised)
or general maladaptive index or (schedule adj2 handicaps behavio?r adj2 skills) or hbs
schedule or (screen adj2 child anxiety related emotional disorders) or spence children$
anxiety scale or sex offender risk appraisal guide or (social dysfunction adj2 aggression
scale) or (strengths adj2 difficulties questionnaire) or treatment need matrix or visual
analog scale or violence risk appraisal guide or walker problem behavio?r identification
checklist or ward anger rating scale).ti,ab.

((professional quality adj2 life scale) or dispositional resiliency scale or drs 15 or drs15 or
beck depression inventory or abbreviated dyadic adjustment scale or (abbreviated quality
adj2 life enjoyment adj2 satisfaction questionnaire) or g les q 18 or qlesq18 or gles q18 or
attributional style questionnaire internal negative or asq in$1 or asqgin or automatic
thoughts questionnaire or caregiver strain questionnaire or (burden adj2 care
guestionnaire) or fam iii or famiii or family assessment measure or ((carer uplift adj2
burden scale) and uplift) or (depression anxiety adj2 stress scale) or general health
guestionnaire or malaise inventory or maslach burnout inventory or (maslow assessment
adj2 needs) or mans Id or mansld or mcmaster family assessment device or parental
stress index or patient health questionnaire or phq 2 or phq2 or phq 9 or phq9 or personal
wellbeing index or profile of mood states or (questionnaire on resources adj2 stress) or
situational guilt scale or (state-trait anxiety inventory adj2 trait scale) or (statetrait anxiety
inventory adj2 trait scale) or stress arousal checklist).ti,ab.

38 0r/113-115
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39 [cbld terms] and 34
40 [Id terms] and 38

((assess$ adj5 (battery or batteries or checklist$ or check list$ or index or instrument$ or
interview$ or inventor$ or item$ or measure$1 or questionnaire$ or rate or rating or
scale$ or score$ or screen$ or (self adj (assess$ or report$)) or subscale$ or survey$ or
tool$ or test form$)).ti. and [Id terms]

41

(assess$ adj5 (battery or batteries or checklist$ or check list$ or index or instrument$ or
interview$ or inventor$ or item$ or measure$1 or questionnaire$ or rate or rating or
scale$ or score$ or screen$ or (self adj (assess$ or report$)) or subscale$ or survey$ or
tool$ or test form$)).ti,ab. and [cbld terms]

42

43 or/41-42

44 0r/39-40,43

Section 3: study design filter terms

Quantitative systematic review study design filters

Embase, Medline, Medline In-Process, PsycINFO — OVID SP

1 meta analysis/ or systematic review/

2 1 useemez

3 meta analysis.sh,pt. or "meta-analysis as topic"/ or "review literature as topic"/

4 3 use mesz, prem

5 (literature review or meta analysis).sh,id,md. or systematic review.id,md.

6 5 use psyh

(exp bibliographic database/ or (((electronic or computer$ or online) adj database$) or
bids or cochrane or embase or index medicus or isi citation or medline or psyclit or
psychlit or scisearch or science citation or (web adj2 science)).ti,ab.) and
(reviews.ti,ab,sh,pt. or systematic$.ti,ab.)

8 7 useemez

(exp databases, bibliographic/ or (((electronic or computer$ or online) adj database$) or
bids or cochrane or embase or index medicus or isi citation or medline or psyclit or
psychlit or scisearch or science citation or (web adj2 science)).ti,ab.) and
(reviews.ti,ab,sh,pt. or systematic$.ti,ab.)

10 9 use mesz, prem

(computer searching.sh,id. or (((electronic or computer$ or online) adj database$) or bids
or cochrane or embase or index medicus or isi citation or medline or psyclit or psychlit or

scisearch or science citation or (web adj2 science)).ti,ab.) and (review$.ti,ab,pt. or
systematic$.ti,ab.)

11
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12 11 use psyh
((analy$ or assessment$ or evidence$ or methodol$ or quantitativ$ or systematic$) adj2

13 (overview$ or review$)).tw. or ((analy$ or assessment$ or evidence$ or methodol$ or
quantitativ$ or systematic$).ti. and reviews.ti,pt.) or (systematic$ adj2 search$).ti,ab.

14 (metaanal$ or meta anal$).ti,ab.

15 (research adj (review$ or integration)).ti,ab.

16 reference list$.ab.

17 bibliograph$.ab.

18 published studies.ab.

19 relevant journals.ab.

20 selection criteria.ab.

21 (data adj (extraction or synthesis)).ab.

22 (handsearch$ or ((hand or manual) adj search$)).ti,ab.

23 (mantel haenszel or peto or dersimonian or der simonian).ti,ab.

24 (fixed effect$ or random effect$).ti,ab.

25 ((pool$ or combined or combining) adj2 (data or trials or studies or results)).ti,ab.

26 or/2,4,6,8,10,12-25

CINAHL = Ebsco

sl ors2ors3ors4ors5orséors7ors8ors9orsl0orsllorsl?orsl3orsl4or

833 s15 or s16 or s22 or s23 or s26 or s27 or s28 or s29 or s30 or s31 or s32

ti (analy* n5 review* or assessment* n5 review* or evidence* n5 review* or methodol*
n5 review* or quantativ* n5 review* or systematic* n5 review* ) or ab ( analy* n5 review*
or assessment* n5 review* or evidence* n5 review* or methodol* n5 review* or
guantativ* n5 review* or systematic* n5 review* )

s32

ti (analy* n5 overview* or assessment* n5 overview* or evidence* n5 overview* or
methodol* n5 overview* or quantativ* n5 overview* or systematic* n5 overview* ) or ab (
analy* n5 overview* or assessment* n5 overview* or evidence* n5 overview* or
methodol* n5 overview* or quantativ* n5 overview* or systematic* n5 overview* )

s31

ti ( pool* n2 results or combined n2 results or combining n2 results ) or ab ( pool* n2

s30 results or combined n2 results or combining n2 results )

ti ( pool* n2 studies or combined n2 studies or combining n2 studies ) or ab ( pool* n2

$29 studies or combined n2 studies or combining n2 studies )

s28 |ti ( pool* n2 trials or combined n2 trials or combining n2 trials ) or ab ( pool* n2 trials or
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combined n2 trials or combining n2 trials )

s27

ti ( pool* n2 data or combined n2 data or combining n2 data ) or ab ( pool* n2 data or
combined n2 data or combining n2 data )

s26

s24 and s25

s25

ti review* or pt review*

s24

ti analy* or assessment* or evidence* or methodol* or quantativ* or systematic*

s23

ti “systematic* n5 search*” or ab “systematic* n5 search*”

s22

(s17 or s18 or s19) and (s20 or s21)

s21

ti systematic* or ab systematic*

s20

tx review* or mw review* or pt review*

s19

(mh "cochrane library")

s18

ti ( bids or cochrane or index medicus or “isi citation” or psyclit or psychlit or scisearch or
“science citation” or web n2 science ) or ab ( bids or cochrane or index medicus or “isi
citation” or psyclit or psychlit or scisearch or “science citation” or web n2 science )

sl17

ti ( “electronic database™” or “bibliographic database*” or “computeri?ed database*” or
“online database*” ) or ab ( “electronic database™” or “bibliographic database™*” or
“computeri?ed database*” or “online database™” )

s16

(mh "literature review")

s15

pt systematic* or pt meta*

s14

ti ( “fixed effect™ or “random effect*” ) or ab ( “fixed effect*” or “random effect*” )

s13

ti ( “mantel haenszel” or peto or dersimonian or “der simonian” ) or ab ( “mantel
haenszel” or peto or dersimonian or “der simonian” )

sl12

ti ( handsearch* or "hand search*" or "manual search*") or ab ( handsearch* or "hand
search*" or "manual search*")

sl1

ab "data extraction" or "data synthesis"

s10

ab "selection criteria"

s9

ab "relevant journals"

s8

ab "published studies"

s7

ab bibliograph*
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s6 |ab "reference list*"

*9 %77

ti ( “research review or “research

integration” )

<5 or “research integration” ) or ab ( “research review

s4 |ti ( metaanal® or “meta anal*”) or ab ( metaanal* or “meta anal*”)

s3 |(mh "meta analysis")

s2 |(mh "systematic review")

sl |(mh "literature searching+")

A.3.1.3 Applied Social Sciences Index and Abstracts (ASSIA), Australian Education Index
(AEI), British Education Index (BEI), Education Resources in Curriculum (ERIC), Social
Services Abstracts (SSA), Sociological Abstracts, Applied Social Sciences Index and
Abstracts (ASSIA), International Bibliography of Social Sciences (IBSS) - ProQUEST

all ((“meta anal*” or “systematic overview” or “systematic review” or “systematic
search”))

A.3.2 Qualitative systematic review study design filters

A.3.21 Embase, Medline, Medline In-Process, PsycINFO — OVID SP

1 (cross case analys$ or eppi approach or metaethno$ or meta ethno$ or metanarrative$
or meta narrative$ or meta overview or metaoverview or metastud$ or meta stud$ or
metasummar$ or meta summar$ or qualitative overview$).ti,ab.

2 (((critical interpretative or evidence or meta or mixed methods or multilevel or multi
level or narrative or parallel or realist) adj synthes$) or metasynthes$).ti,ab.

3 (qualitative$ and (metaanal$ or meta anal$ or synthes$ or systematic
reviewd)).ti,ab,hw,pt.

4 or/1-3

A.3.22 CINAHL- EBSCO Host

sl | ti (“cross case analys™ or “eppi approach” or metaethno* or “meta ethno™” or
metanarrative® or “meta narrative*” or “meta overview” or metaoverview or metastud*®
or “meta stud®” or metasummar* or “meta summar*” or “qualitative overview*”) or ab
(“cross case analys™®” or “eppi approach” or metaethno* or “meta ethno™” or
metanarrative® or “meta narrative*” or “meta overview” or metaoverview or metastud*®
or “meta stud*” or metasummar* or “meta summar*” or “qualitative overview™”)

s2 | ti (((“critical interpretative” or evidence or meta or “mixed methods” or multilevel or
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“multi level” or narrative or parallel or realist) near synthes*) or metasynthes*) or ab
(((“critical interpretative” or evidence or meta or “mixed methods” or multilevel or
“multi level” or narrative or parallel or realist) near synthes®) or metasynthes*)

s3 | ti qualitative* or ab qualitative* or mw qualitative* or pt qualitative*

s4 | ti (metaanal® or “meta anal®” or synthes* or “systematic review™”) or ab (metaanal* or
“meta anal®” or synthes™ or “systematic review*”) or mw (metaanal® or “meta anal*” or
synthes* or “systematic review*”) or pt (metaanal® or “meta anal*” or synthes™ or
“systematic review*”)

s5 | s3 and s4

s6 | slors2orsh

A.3.2.3 Applied Social Sciences Index and Abstracts (ASSIA), Australian Education Index
(AEI), British Education Index (BEI), Education Resources in Curriculum (ERIC), Social
Services Abstracts (SSA), Sociological Abstracts, Applied Social Sciences Index and
Abstracts (ASSIA), International Bibliography of Social Sciences (IBSS) - ProQUEST

sl | all((“cross case analys™ or “eppi approach” or metaethno* or “meta ethno*” or
metanarrative* or “meta narrative*” or “meta overview” or metaoverview or metastud*
or “meta stud*” or metasummar® or “meta summar*” or “qualitative overview*”))

all((((“critical interpretative” or evidence or meta or “mixed methods” or multilevel or

s2 “multi level” or narrative or parallel or realist) near/1 synthes*) or metasynthes?*))

s3 | all((qualitative* and (metaanal® or “meta anal*” or synthes* or “systematic review*”)))

s4 | sl ors2ors3

A.3.3 Randomized controlled trials study design filters

A.3.3.1 Embase, Medline, PreMEDLINE, PsycINFO - OVID

exp "clinical trial (topic)"/ or exp clinical trial/ or crossover procedure/ or double blind
procedure/ or placebo/ or randomization/ or random sample/ or single blind procedure/

2 1use emez

exp clinical trial/ or exp “clinical trials as topic”/ or cross-over studies/ or double-blind
method/ or placebos/ or random allocation/ or single-blind method/

4 3 use mesz, prem

5 (clinical trials or placebo or random sampling).sh,id.
6 5 use psyh

7 (clinical adj2 trial$).ti,ab.

8 (crossover or cross over).ti,ab.

(((single$ or doubl$ or trebl$ or tripl$) adj2 blind$) or mask$ or dummy or doubleblind$ or
singleblind$ or trebleblind$ or tripleblind$).ti,ab.
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10 (placebo$ or random$).ti,ab.

11 treatment outcome$.md. use psyh

12 animals/ not human$.mp. use emez
13 animal$/ not human$/ use mesz, prem
14 (animal not human).po. use psyh

15 (or/2,4,6-11) not (or/12-14)

A.3.3.2 CINAHL-EBSCO Host

s10/s9 not s8

s9 |slors2ors3ors4orsbors6ors?

s8 |(mh "animals") not (mh "human")

s7 |(pt "clinical trial") or (pt "randomized controlled trial")

s6 |ti ( placebo* or random* ) or ab ( placebo* or random*)

ti ( “single blind*” or “double blind*” or “treble blind*” or mask* or dummy* or singleblind*
s5 |or doubleblind* or trebleblind* ) or ab ( “single blind*” or “double blind*” or “treble blind*”
or mask* or dummy* or singleblind* or doubleblind* or trebleblind* )

s4 |ti ( crossover or “cross over “) or ab ( crossover or “cross over” )

s3 |ti clinical n2 trial* or ab clinical n2 trial*

(mh "crossover design") or (mh "placebos") or (mh "random assignment") or (mh

s2 "random sample")

sl |[(mh "“clinical trials+")

A.3.3.3 Applied Social Sciences Index and Abstracts (ASSIA), Australian Education Index
(AEI), British Education Index (BEI), Education Resources in Curriculum (ERIC), Social
Services Abstracts (SSA), Sociological Abstracts, Applied Social Sciences Index and
Abstracts (ASSIA), International Bibliography of Social Sciences (IBSS) — PROQUEST

all ((clinical near/1 trial* or crossover or “cross over” ) or ((single* or doubl* or trebl* or
S1 tripl*) near/1 (blind* or mask* or dummy)) or (singleblind* or doubleblind* or
trebleblind* or tripleblind* or placebo* or random*) )
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Appendix I. Search strategies for the
Identification of health economics
studies scoping searches

A broad preliminary search of the literature was undertaken in April 2013* to obtain an
overview of the issues likely to be covered by the scope, and to help define key areas.
Searches were limited to full and partial economic evaluations, and quality of life studies.

¢ NHS Economic Evaluation Database (NHS EED) [Cochrane Library]
e Excerpta Medica Database (Embase)
¢ HTA database (technology assessments)

e Medical Literature Analysis and Retrieval System Online (MEDLINE/MEDLINE In-
Process)

Further information about this process can be found in The Guidelines Manual (NICE,
2014).

! The Embase search was re-run on 13th November 2014 to capture records missed by the final
update due to “delayed record processing” - an issue reported by Elsevier on 30" October.
Challenging behaviour and learning disabilities
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searches

Each search was constructed using the groups of terms set out in Text Box 1. The full set of search terms is documented in sections
1 to 3. The selection of search terms was kept broad to maximise retrieval of evidence in a wide range of areas of interest to the

GDG.

Text Box 1. Summary of systematic search strategies: Search strategy construction

Summary of systematic search strategies for health economic evidence

Review Search type

question(s)

1.2,2.2,2.3 Focused
search

Review Search type

question(s)

All review Generic

questions search

Search construction

Major bibliographic databases:

[(named tools/methods AND learning
disability terms version 1)] AND HE/QoL

study design filter terms

Cochrane Library:

[(named tools/methods AND learning

disability terms version 1)]

Search construction

Major bibliographic databases:

[(learning disability and challenging
behaviour population terms version 1) AND
(HE/QoL study design filter terms)]

Cochrane Library:

[(learning disability and challenging
behaviour population terms version 1)]

Study design
searched

Full and partial
economic
evaluations,
quality of life
studies

Study design
searched

Full and partial
economic
evaluations,
quality of life
studies

NHS EED (NHS Economic Evaluation Database), HTA (Health Technology Assessment database)

Challenging behaviour and learning disabilities

Databases searched

Major bibliographic
databases:

Embase, Medline,
PreMedline, PsycINFO

Cochrane Library:
HTA, NHS EED

Databases searched

Major bibliographic
databases:

Embase, Medline,
PreMedline, PsycINFO

Cochrane Library:
HTA, NHS EED

Date range
searched

1998 to
October 2014

Date range
searched

1998 to
October 2014
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Section 1: population search termspPopulation search terms
(version 1)Embase, Medline, PreMedline, PsycINFO - OVID

exp developmental disorder/ or intellectual impairment/ or exp mental deficiency/ or exp
learning disorder/

2 1use emez

developmental disabilities/ or exp intellectual disability/ or exp learning disorders/ or
mentally disabled persons/

4 3 use mesz, prem

exp developmental disabilities/ or exp intellectual development disorder/ or "intellectual
development disorder (attitudes toward)"/ or exp learning disabilities/

6 5 use psyh

((intellect$ adj3 (deficien$ or difficult$ or disab$ or disorder$ or impair$ or handicap$ or
incapacit$ or handicap$ or sub?average or sub?norm$)) or (low$2 adj2 intellect$)).tw.

(learning adj3 (deficien$ or difficult$ or disab$ or disorder$ or handicap$ or impair$ or
incapacit$ or handicap$ or sub?average or sub?norm$)).tw.

(mental$ adj3 (deficien$ or disab$ or handicap$ or impair$ or handicap$ or incapacit$ or
retard$ or sub?average or sub?norm$)).tw.

10 ((subaverage or sub$1 average or subnormal or sub$1 normal$) adj3 (cognit$ or
intel$)).tw.

11 ((development$ or neurodevelopment$) adj disab$).tw.

12 (education$ adj5 su?bnorm$).tw.

13 (cretin$ or feeble minded$ or imbecil$ or moron$).tw.

14 multipl$ handicap$.tw.
adrenoleukodystrophy/ or exp mental retardation malformation syndrome/ or cerebral
palsy/ or coffin lowry syndrome/ or cat cry syndrome/ or down syndrome/ or
mucopolysaccharidosis/ or phenylketonuria/ or pyruvate dehydrogenase/ or rubinstein
syndrome/ or tuberous sclerosis/ or wagr syndrome/ or west syndrome/

16 15 use emez
adrenoleukodystrophy/ or angelman syndrome/ or cerebral palsy/ or coffin-lowry
syndrome/ or cri-du-chat syndrome/ or de lange syndrome/ or down syndrome/ or lesch-
nyhan syndrome/ or fragile x syndrome/ or mucopolysaccharidoses/ or exp
phenylketonurias/ or exp prader-willi syndrome/ or pyruvate carboxylase deficiency
disease/ or pyruvate dehydrogenase complex deficiency disease/ or rubinstein-taybi
syndrome/ or tuberous sclerosis/ or wagr syndrome/ or spasms, infantile/

18 17 use mesz, prem

19 cerebral palsy/ or crying cat syndrome/ or cornelia de lange syndrome/ or down's
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syndrome/ or phenylketonuria/
20 19 use psyh

((adreno adj (leukodystrophy or leukomyeloneuropathy)) or (bronze schilder adj (disease
or syndrome$)) or mckusick 30010 or adrenoleukodystrophy or adrenomyeloneuropathy
or adrenoleukomyeloneuropathy or divry bogaert type leukodystrophy or melanodermic
leukodystrophy or siemerling-creutzfeldt or x ald or ((angelman or happy puppet) adj2
syndrom$) or (((brain or central or cerebral) adj (palsy or paralysis or paresis)) or
encephalopathia infantilis or spastic diplegia) or (coffin lowry or lowry coffin) or (cat cry or
cri du chat or crying cat or ((5p or lejeune$) adj2 (disease or syndrome))) or (amsterdam
degenerative type or amsterdam dwarf or brachmann de lange or congenital muscular
hypertrophic cerebral or de lange or typus degenerativus amstelodamensis) or ((down$1
adj (disease or syndrome$)) or ((mongolian or mongoloid) adj idiocy) or mongolism or
mongoloidism or trisomy 21) or (childhood epileptic encephalopathy or lennox gastaut or
(lennox adj (disease$ or syndrome))) or (hypoxanthine phosphoribosyltransferase
deficiency syndrome or juvenile hyperuricemia or lesch nyhan or mckusick 30800 or
(nyhan adj (disease or syndrome$))) or ((copper transport adj (disease or syndrome$)) or
((kinky or steely) adj hair) or menkes or trichopoliodystrophy) or (bell martin or fragile x or
gillian turner or martin bell or turner gillian or x chromosome fragility or (escalante$ adj
(disease or syndrome$))) or (debility or oligiphreni$ or oligophreny) or (((foelling or folling)
adj2 (disease or syndrome$)) or mckusick 26160 or oligophrenia or (phenylalanine adj4
monooxygenase deficiency syndrome) or hydroxylase deficiency syndrome or
phenylketonuria$) or (hhho syndrome or (prader adj2 willi)) or (broad thumb hallux or
(rubinstein adj2 (disease or syndrome$ or taybi))) or ((bourneville adj2 (disease or
syndromes$)) or epiloia or (pringle adj2 (disease or syndrome$)) or tuberose sclerosis) or
((wagr or william$) adj (disease or syndrome$)) or (west$1 adj2 (disease or
syndrome$))).ti,ab.

21

22 autism/ or asperger syndrome/

23 22 use emez

24 autistic disorder/ or asperger syndrome/

25 24 use mesz, prem

26 autism/ or aspergers syndrome/

27 26 use psyh

28 (autis$ or asperger$ or pervasive developmen$ disorder$ or rett$1).ti,ab.

5 ((communicative adj2 impair$) or ((complex or high support) adj3 needs) or ((language or
speech) adj2 (delay$ or disorder$))).ti,ab.

30 or/2,4,6-14,16,18,20-21,23,25,27-29
31 behav$.ti,ab,hw.
abuse/ or acting out/ or agitation/ or exp aggression/ or exp anger/ or assault/ or exp child
32 abuse/ or disruptive behavior/ or emotional abuse/ or patient abuse/ or physical abuse/ or
exp sexual abuse/ or verbal hostility/ or exp violence/

33 32 use emez

34 acting out/ or exp domestic violence/ or exp aggression/ or exp anger/ or dangerous
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behavior/ or hate/ or hostility/ or sexual harrassment/ or torture/ or violence/

35 34 use mesz, prem
abuse reporting/ or acting out/ or exp aggressive behavior/ or aggressiveness/ or
agitation/ or exp anger/ or anger control/ or battered females/ or exp child abuse/ or

36 dangerousness/ or elder abuse/ or emotional abuse/ or exposure to violence/ or exp
harrassment/ or hate/ or patient abuse/ or exp partner abuse/ or rebelliousness/ or
retaliation/ or exp sexual abuse/ or threat/ or threat postures/ or torture/ or verbal abuse/
or exp violence/

37 36 use psyh
(abus$ or aggress$ or agitat$ or agonistic or anger or angry or assault$ or attack$ or

38 bizarre or combative or danger$ or destruct$ or disrupt$ or disturb$ or harass$ or hostil$
or intimidat$ or rage$ or threat$ or un?toward or violen$).ti,ab.

39 0r/32,35,37-38

40 automutilation/ or drug overdose/ or exp suicidal behavior/

41 40 use emez

overdose/ or self-injurious behavior/ or self mutilation/ or stereotypic movement disorder/
or suicide/ or suicidal ideation/ or suicide, attempted/

43 42 use mesz, prem
drug overdoses/ or self destructive behavior/ or exp self injurious behavior/ or attempted

44 suicide/ or suicidal ideation/ or suicide/ or suicide prevention/ or suicide prevention
centers/ or suicidology/

45 44 use psyh
(auto?aggress$ or auto?mutilat$ or cutt$ or overdos$ or para?suicid$ or (self adj2 cut$)

46 or self?damag$ or self?destruct$ or self?harm$ or self?hurt$ or self?inflict$ or self?injur$
or self?mutilat$ or self?poison$vor self?wound$ or suicid$).ti,ab.

47 or/41,43,45-46

48 exp impulse control disorder/

49 48 use emez

50 impulse control disorders/

51 50 use mesz, prem

52 exp impulse control disorders/ or explosive disorder/

53 52 use psyh

54 ((impulse control adj disorder$) or (explosive adj2 disorder)).ti,ab.

55 0r/49,51,53-54

56 conduct disorder/ or oppositional defiant disorder/
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57 56 use emez
58 exp child behavior/ or conduct disorder/
59 58 use mesz, prem
60 exp behavior problems/ or conduct disorder/ or oppositional defiant disorder/
61 60 use psyh
62 (conduct$ or (oppositional adj3 (defiant$ or disorder$))).ti,ab.
63 or/57,59,61-62
64 (attenti$ or disrupt$ or impulsiv$ or inattenti$).sh.
(attenti$ adj3 (adolescen$ or adult$ or behav$ or child$ or class or classes or classroom$
65 or condition$ or difficult$ or disorder$ or learn$ or people or person$ or poor or problem$

or process$ or youngster$)).ti,ab.

6 (impulsiv$ or inattentiv$ or adhd or (attenti$ adj3 deficit$) or hyperactiv$ or (hyper adjl
activ$) or hyperkin$).ti,ab. or (overactiv$.tw. not overactive bladder$.ti.)

67 or/64-66

68 absenteeism/ or antisocial behavior/ or arson/ or conflict/ or delinquency/ or fraud/ or
gang/ or juvenile delinquency/ or psychopathy/ or rape/ or recumbency/ or theft/ or torture/

69 68 use emez

"conflict (psychology)"/ or firesetting behavior/ or fraud/ or juvenile delinquency/ or rape/ or
sex offences/ or theft/ or torture/

71 70 use mesz, prem

exp adjudication/ or arson/ or attack behavior/ or exp behavior problems/ or bullying/ or
conflict/ or exp criminal behavior/ or cruelty/ or deception/ or exp gangs/ or homicide/ or

72 exp juvenile delinquency/ or physical abuse/ or psychopathy/ or exp rape/ or
rebelliousness/ or runaway behavior/ or school violence/ or exp sex offences/ or exp theft/
or exp truancy/ or vandalism/ or violence/

73 72 use psyh

((adjust$ adj2 (difficult$ or problem$)) or anti?social$ or arson or asbo or asocial or bully$
or bullie$ or callous$ or delinquen$ or deviant$ or (fire$ adj2 (alight or set$ or start$)) or
74 mal?adjust$ or psychopath$ or pyromania or shop?lift$ or steal$ or temper$1 or theft$ or
unemotional trait$ or vandali$ or (sex$ adj2 (abus$ or harass$ or offen$)) or ((social or
unemotional) adj (difficult$ or problem$)) or noncomplian$ or non complian$).ti,ab.

75 0r/69,71,73-74
76 (repetitiv$ or self stimulat$ or stereotyp$ or sucking).hw.
(((crumpl$ or tear$) adj2 paper$) or fingering$ or (finger$ adj2 (flex$ or tap$)) or flapping

77 or knee shaking or humming or ((loud$ or nois$) adj2 (instrument$ or vocali$)) or lip
pucker$ or repetitive$ or ritualistic or (rocking or (body adj2 rock$)) or self?stimulat$ or
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staring or stemming or stereotyp$ or (thumb adj2 suck$) or (wav$ adj2 (arm$ or
hand$))).ti,ab.

78 wander$.ti,ab,hw.
79 withdrawn$.ti,ab,hw.
80 or/31,39,47,55,63,67,75-79

81 30 and 80

Cochrane Library - Wiley

#1 mesh descriptor: [developmental disabilities] this term only
#2 mesh descriptor: [intellectual disability] explode all trees
#3 mesh descriptor: [learning disorders] explode all trees

#4 mesh descriptor: [mentally disabled persons] this term only

#5 ((intellect* near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit*
or subnorm* or subaverage or “sub norm*” or "sub* average" )) or handicap® or (low*2 near/2
intellect*)):ti

#6 ((intellect* near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit*
or subnorm® or subaverage or “sub norm*” or "sub* average")) or handicap* or (low*2 near/2
intellect*)):ab

#7 (learning near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit* or
subnorm* or subaverage" or "sub* norm*" or "sub* average")):ti

#8 (learning near/3 (deficien* or difficult* or disab* or disorder* or impair* or incapacit* or
subnorm* or subaverage or "sub* norm*" or sub* average*")):ab

#9 (mental* near/3 (deficien* or disab* or impair* or incapacit* or retard* or subnorm* or
subaverage" or “sub* norm*” or "sub* average")):ti

#10  (mental* near/3 (deficien* or disab* or impair* or incapacit* or retard* or subnorm* or
subnorm* or subaverage or "sub* norm*" or "sub* average")):ab

#11  ((subaverage or "sub* average" or subnormal or "sub* normal*") near/3 (cognit* or
intel*)):ti

#12  ((subaverage or "sub* average" or subnormal or "sub* normal*") near/3 (cognit* or
intel*)):ab

#13  ((development* or neurodevelopment*) near/1 disab*):ti
#14  ((development* or neurodevelopment*) near/1 disab*):ab
#15  (education® near/5 (subnorm* or “sub norm*”)):ti

#16  (education* near/5 (subnorm* or “sub norm*”)):ab

#17  (cretin* or "feeble-minded*" or imbecil* or moron*):ti

#18  (cretin* or "feeble-minded*" or imbecil* or moron*):ab

#19  mesh descriptor: [adrenoleukodystrophy] this term only
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#20  mesh descriptor: [angelman syndrome] this term only
#21  mesh descriptor: [cerebral palsy] this term only

#22  mesh descriptor: [coffin-lowry syndrome] this term only
#23  mesh descriptor: [cri-du-chat syndrome] this term only
#24  mesh descriptor: [de lange syndrome] this term only

#25  mesh descriptor: [down syndrome] this term only

#26  mesh descriptor: [lesch-nyhan syndrome] this term only
#27  mesh descriptor: [fragile x syndrome] this term only

#28  mesh descriptor: [mucopolysaccharidoses] this term only
#29  mesh descriptor: [phenylketonurias] explode all trees
#30  mesh descriptor: [prader-willi syndrome] this term only
#31  mesh descriptor: [pyruvate carboxylase deficiency disease] this term only

#32  mesh descriptor: [pyruvate dehydrogenase complex deficiency disease] this term only

#33  mesh descriptor: [rubinstein-taybi syndrome] this term only
#34  mesh descriptor: [tuberous sclerosis] this term only

#35  mesh descriptor: [wagr syndrome] this term only

#36  mesh descriptor: [spasms, infantile] this term only

#37  ((adreno near/1 (leukodystrophy or leukomyeloneuropathy)) or ("bronze schilder"
near/1 (disease or syndrome*)) or "mckusick 30010" or adrenoleukodystrophy or
adrenomyeloneuropathy or adrenoleukomyeloneuropathy or "divry bogaert type
leukodystrophy" or "melanodermic leukodystrophy" or "siemerling-creutzfeldt" or "x ald" or
((angelman or "happy puppet") near/2 syndrom*) or (((brain or central or cerebral) near/1
(palsy or paralysis or paresis)) or "encephalopathia infantilis" or "spastic diplegia™) or ("coffin
lowry" or "lowry coffin") or ("cat cry" or "cri du chat" or "crying cat" or ((5p or lejeune*) near/2
(disease or syndrome))) or ("amsterdam degenerative type" or "amsterdam dwarf" or
brachmann or "de lange" or "congenital muscular hypertrophic cerebral" or "de lange" or
"typus degenerativus amstelodamensis") or ((down* near/1 (disease or syndrome*)) or
((mongolian or mongoloid) near/1 idiocy) or mongolism or mongoloidism or trisomy 21) or
("childhood epileptic encephalopathy" or "lennox gastaut” or (lennox near/1 (disease* or
syndrome))) or ("hypoxanthine phosphoribosyltransferase deficiency syndrome" or "juvenile
hyperuricemia” or "lesch nyhan" or "mckusick 30800" or (nyhan near/1 (disease or
syndrome?))) or (("copper transport" near/1 (disease or syndrome*)) or ((kinky or steely)
near/1 hair) or menkes or trichopoliodystrophy) or ("bell martin" or "fragile x" or "gillian turner"
or "martin bell" or "turner gillian" or "x chromosome fragility" or (escalante* near/1 (disease or
syndrome¥))) or (debility or oligiphreni* or oligophreny) or (((foelling or folling) near/2 (disease
or syndrome*)) or "mckusick 26160" or oligophrenia or (phenylalanine near/1 "4
monooxygenase deficiency syndrome") or "hydroxylase deficiency syndrome" or
phenylketonuria*) or ("hhho syndrome" or (prader near/2 willi)) or ("broad thumb-hallux" or
(rubinstein near/2 (disease or syndrome* or taybi))) or ((bourneville near/2 (disease or
syndrome¥)) or epiloia or (pringle near/2 (disease or syndrome¥*)) or "tuberose sclerosis") or
((wagr or william*) near/1 (disease or syndrome*)) or (west* near/2 (disease or
syndrome®))):ti
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#38  ((adreno near/1 (leukodystrophy or leukomyeloneuropathy)) or ("bronze schilder"
near/1 (disease or syndrome*)) or "mckusick 30010" or adrenoleukodystrophy or
adrenomyeloneuropathy or adrenoleukomyeloneuropathy or "divry bogaert type
leukodystrophy" or "melanodermic leukodystrophy" or "siemerling-creutzfeldt" or "x ald" or
((angelman or "happy puppet") near/2 syndrom*) or (((brain or central or cerebral) near/1
(palsy or paralysis or paresis)) or "encephalopathia infantilis" or "spastic diplegia™) or ("coffin-
lowry" or "lowry coffin") or ("cat cry" or "cri du chat" or "crying cat" or ((5p or lejeune*) near/2
(disease or syndrome))) or ("amsterdam degenerative type" or "amsterdam dwarf" or
brachmann or "de lange" or "congenital muscular hypertrophic cerebral” or "de lange" or
"typus degenerativus amstelodamensis") or ((down* near/1 (disease or syndrome*)) or
((mongolian or mongoloid) near/1 idiocy) or mongolism or mongoloidism or trisomy 21) or
("childhood epileptic encephalopathy" or "lennox gastaut" or (lennox near/1 (disease* or
syndrome))) or ("hypoxanthine phosphoribosyltransferase deficiency syndrome" or "juvenile
hyperuricemia” or "lesch nyhan" or "mckusick 30800" or (nyhan near/1 (disease or
syndrome®))) or (("copper transport" near/1 (disease or syndrome*)) or ((kinky or steely)
near/1 hair) or menkes or trichopoliodystrophy) or ("bell martin" or "fragile x" or "gillian turner"
or "martin bell" or "turner gillian" or "x chromosome fragility" or (escalante* near/1 (disease or
syndrome¥))) or (debility or oligiphreni* or oligophreny) or (((foelling or folling) near/2 (disease
or syndrome*)) or "mckusick 26160" or oligophrenia or (phenylalanine near/1 "4
monooxygenase deficiency syndrome") or "hydroxylase deficiency syndrome" or
phenylketonuria*) or ("hhho syndrome" or (prader near/2 willi)) or ("broad thumb-hallux" or
(rubinstein near/2 (disease or syndrome* or taybi))) or ((bourneville near/2 (disease or
syndrome¥)) or epiloia or (pringle near/2 (disease or syndrome¥*)) or "tuberose sclerosis") or
((wagr or william*) near/1 (disease or syndrome¥*)) or (west* near/2 (disease or
syndrome®))):ab

#39  (autis* or asperger* or "pervasive developmen* disorder*" or rett*):ti,ab,kw

#40  ((communicative near/2 impair*) or ((complex or "high support") near/3 needs) or
((language or speech) near/2 (delay* or disorder*))):ti,ab,kw

#41 #1 or #2 or #3 or #4 or #5 or #6 or #7 or #8 or #9 or #10 or #11 or #12 or #13 or #14
or #15 or #16 or #17 or #18 or #19 or #20 or #21 or #22 or #23 or #24 or #25 or #26

#A42  #27 or #28 or #29 or #30 or #31 or #32 or #33 or #34 or #35 or #36 or #37 or #38 or
#39 or #40

#43  #41 or #42

#44  behav*:ti,ab,kw

#45  mesh descriptor: [acting out] this term only

#46  mesh descriptor: [domestic violence] explode all trees
#47  mesh descriptor: [aggression] explode all trees

#48  mesh descriptor: [anger] explode all trees

#49  mesh descriptor: [dangerous behavior] this term only
#50  mesh descriptor: [hate] this term only

#51  mesh descriptor: [hostility] this term only

#52  mesh descriptor: [sexual harassment] this term only
#53  mesh descriptor: [torture] explode all trees

#54  mesh descriptor: [violence] this term only

Challenging behaviour and learning disabilities
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#55  (abus* or aggress* or agitat* or agonistic or anger or angry or assault* or attack* or
bizarre or combative or danger* or destruct* or disrupt* or disturb* or harass* or hostil* or
intimidat* or rage* or threat* or untoward or “un toward” or violen*):ti

#56  (abus* or aggress* or agitat* or agonistic or anger or angry or assault* or attack* or
bizarre or combative or danger* or destruct* or disrupt* or disturb* or harass* or hostil* or
intimidat* or rage* or threat* or untoward or “un toward” or violen*):ab

#57  mesh descriptor: [drug overdose] this term only

#58  mesh descriptor: [self-injurious behavior] explode all trees
#59  mesh descriptor: [self mutilation] this term only

#60  mesh descriptor: [suicide] explode all trees

#61  mesh descriptor: [suicide, attempted)] this term only

#62  mesh descriptor: [suicidal ideation] this term only

#63  (autoaggress* or "auto aggress*" or automutilat* or "auto mutilat*" or cutt* or overdos*
or parasuicid* or "para suicid*" or (self near/2 cut*) or selfdamag* or "self damage*" or
selfdestruct* or "self destruct*" or selfharm* or "self harm*" or selfhurt or "self hurt*" or
selfinflict* or "self inflict*" or selfinjur* or "self injur*" or selfmutilat* or "self mutilat*" or
selfpoison* or "self poison*" or "self wound*" or suicid*):ti

#64  (autoaggress* or "auto aggress*" or automutilat* or "auto mutilat*" or cutt* or overdos*
or parasuicid* or "para suicid*" or (self near/2 cut*) or selfdamag* or "self damage*" or
selfdestruct* or "self destruct*" or selfharm* or "self harm*" or selfhurt or "self hurt*" or
selfinflict* or "self inflict*" or selfinjur* or "self injur*" or selfmutilat* or "self mutilat*" or
selfpoison* or "self poison*" or "self wound*" or suicid*):ab

#65  mesh descriptor: [impulse control disorders] explode all trees

#66  mesh descriptor: [firesetting behavior] this term only

#67  mesh descriptor: [trichotillomania] this term only

#68  ((impulse control near/1 disorder*) or (explosive near/2 disorder)):ti
#69  ((impulse control near/1 disorder*) or (explosive near/2 disorder)):ab
#70  mesh descriptor: [child behavior] explode all trees

#71  mesh descriptor: [child behavior disorders] this term only

#72  mesh descriptor: [attention deficit and disruptive behavior disorders] 1 tree(s)
exploded

#73  mesh descriptor: [stereotypic movement disorder] this term only
#74  (attenti* or disrupt* or impulsiv* or inattenti*):kw

#75  (attenti* near/3 (adolescen* or adult* or behav* or child* or class or classes or
classroom* or condition* or difficult* or disorder* or learn* or people or person* or poor or
problem* or process* or youngster*)):ti

#76  (attenti* near/3 (adolescen* or adult* or behav* or child* or class or classes or
classroom* or condition* or difficult* or disorder* or learn* or people or person* or poor or
problem* or process* or youngster*)):ab
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#77  (impulsiv* or inattentiv* or adhd or (attenti* near/3 deficit*) or hyperactiv* or (hyper
near/1 activ*) or hyperkin*) or overactiv*:ti

#78  (impulsiv* or inattentiv* or adhd or (attenti* near/3 deficit*) or hyperactiv* or (hyper
near/1 activ*) or hyperkin*) or overactiv*:ab

#79  mesh descriptor: [conflict (psychology)] this term only
#80  mesh descriptor: [fraud] this term only

#81  mesh descriptor: [juvenile delinquency] this term only
#82  mesh descriptor: [rape] this term only

#83  mesh descriptor: [theft] this term only

#84  mesh descriptor: [torture] this term only

#85  ((adjust* near/2 (difficult* or problem*)) or antisocial* or "anti social*" or arson or asho
or asocial or bully* or bullie* or callous* or delinquen* or deviant* or (fire* near/2 (alight or
set* or start*)) or maladjust* or “mal adjust*” or psychopath* or pyromania or shoplift* or
"shop lift*" or steal* or temper*1 or theft* or "unemotional trait*" or vandali* or (sex* near/2
(abus* or harass* or offen*)) or ((social or unemotional) near/1 (difficult* or problem*)) or
noncomplian* or "non complian*"):ti

#86  ((adjust* near/2 (difficult* or problem*)) or antisocial* or "anti social*" or arson or asbo
or asocial or bully* or bullie* or callous* or delinquen* or deviant* or (fire* near/2 (alight or
set* or start*)) or maladjust® or “mal adjust*® or psychopath* or pyromania or shoplift* or
"shop lift*" or steal* or temper*1 or theft* or "unemotional trait*" or vandali* or (sex* near/2
(abus* or harass* or offen*)) or ((social or unemotional) near/1 (difficult* or problem*)) or
noncomplian* or "non complian*"):ab

#87  (((crumpl* or tear*) near/2 paper*) or fingering* or (finger* near/2 (flex* or tap*)) or
flapping or "knee shaking" or humming or ((loud* or nois*) near/2 (instrument* or vocali*)) or
"lip pucker*" or repetitive* or ritualistic or (rocking or (body near/2 rock*)) or ("self stimulat*" or
selfstimulat*) or staring or stemming or stereotyp* or (thumb near/2 suck*) or (wav* near/2
(arm* or hand*))):ti

#88 77 (((crumpl* or tear*) near/2 paper*) or fingering* or (finger* near/2 (flex* or tap*)) or
flapping or "knee shaking" or humming or ((loud* or nois*) near/2 (instrument* or vocali*)) or
"lip pucker*" or repetitive* or ritualistic or (rocking or (body near/2 rock*)) or ("self stimulat*" or
selfstimulat*) or staring or stemming or stereotyp* or (thumb near/2 suck*) or (wav* near/2
(arm* or hand*))):ab

#89  wander* or withdrawn*:ti,ab,kw

#90 H#HA44 or #45 or #46 or #47 or #48 or #49 or #50 or #51 or #52 or #53 or #54 or #55 or
#56 or #57 or #58 or #59 or #60 or #61 or #62 or #63 or #64 or #65 or #66 or #67 or #68 or
#69 or #70

#91 H71 or #72 or #73 or #74 or #75 or #76 or #77 or #78 or #79 or #80 or #81 or #82 or
#83 or #84 or #85 or #86 or #87 or #88 or #89

#92 #90 or #91
#93  #43 and #92
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A.2

A21

A211

Appendix I: Search strategies for the identification of health economics studies scoping searches

Section 2: intervention search terms

Review questions: 1.2,2.2,2.3

Embase, Medline, PreMedline, PsycINFO - OVID

(adaptive behavio?r scale$ or affective communication assessment $ or (assessment adj2
communication adj2 interaction skill) or autism behavio?r checklist$ or autonomy scale$ or
british picture vocabulary test$ or (cardiff health check adj2 people adj3 learning disability)
or (characteristics adj3 treatment environment) or chapas or passad or children$
communication checklist or children$ social behavio?r questionnaire or client behavio?r
measure or (clinical evaluation adj2 language fundamentals) or celf 4 or celf4 or celf
preschool 2 or celf preschool2 or celf p 2 or celf p2 or celfp2 or communication assessment
profile or community adjustment scale or conner$ rating scale$ or conner$3 or derbyshire
language scheme or developmental disability distress assessment tool or dis?dat or early
communication assessment or (emotionality adj2 activity adj2 sociability temperament
survey adj2 children) or eas survey or eas temperament survey or (functional assessment
adj2 problem behavio?r$) or group home management schedule or (evaluation of$1 social
interaction) or henderson environmental learning process scale or (home and community
social behavio?r scale$) or hcsbs or hcsbs2 or school social behavio?r scale$ or ssbs or
sshs2 or (home observation adj3 measurement adj3 environment) or (home infant adj2
toddlers form) or (home adj2 (preschool or pre school) adj2 age form) or home elementary
age form or homesf or home sf or (index adj2 adult autonomy) or (index adj2 community

1 involvement) or (index adj2 participation adj2 domestic life) or (index adj2 physical
environment) or life experience checklist or manchester pragmatics profile or mccormick
toy or non communicating children$ pain checklist or physical quality instrument or
playground observation checklist or pragmatics profile or (preschool language scale adj2
fourth edition) or pls 4 or pls4 or ((pre-verbal or preverbal) adj2 communication schedule)
or (programme analysis adj2 service systems) or rapport measurement or receptive
expressive emergent language test or (receptive adj2 expressive one word picture
vocabulary test$) or owpvt 4 or owpvt4 or eowpvt 4 or eowpvt4 or rowpvt 4 or rowpvt4 or
residential management survey $ or revised class play or revised residence management
practices or (scales adj2 independent behavio?r adj2 revised) or (reynell zinkin scale$ and
visual impairment$) or (sensory integration adj2 praxis test) or sensory processing
measure or sensory profile or ((infant or toddler) adj2 sensory profile) or sensory profile
school companion or ((adult$ or adolescent$) adj2 sensory profile) or social climate scale$
or social information-processing skill$ measure or sips measure$ or social skills
improvement system or social skills rating system or south london object test or staff
behavio?r measure or activity measure or responsibility scale or (test adj2 reception adj2
grammar) or (trichotillomania scale adj2 children) or (triple ¢ and (checklist adj3
communicative competencies)) or vineland adaptive behavio?r scale).ti,ab.

(antecedent behavio?r consequences chart$ or abc chart$ or abc incident analysis or
aberrant behavio?r checklist or (american association adj2 mental deficiency) or adaptive
behavio?r scale$ or (residential adj2 community adj2 second edition) or abs rc$ or absrc or
(assessment adj2 motor adj2 process skills) or school amps or bayley behavio?r rating
scale or behavio?r checklist or behavio?r problems inventory or behavio?r screening

2 questionnaire or (behavio?ral assessment system adj2 children) or bipolar adjective
checklist or ((care giv$ or caregiv$) adj problem checklist) or clinical global impression$ or
challenging behavio?r attributions scale or challenging behavio?r interview or (checklist
adj2 challenging behavio?r) or child behavio?r checklist or (children$ scale adj2 hostility
adj2 aggression adj2 (reactive or proactive)) or ¢ sharp or csharp or (adult scale adj2
hostility adj2 aggression adj2 reactive proactive) or a$l sharp or asharp or contextual
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assessment inventory or developmental behavio?r checklist or (diagnostic assessment
adj3 severely handicapped) or dash ii or dashii or disability assessment schedule or
emotional problems scale$ or eyberg child behavio?r inventory or family observation
schedule or fos riii or fosriii or functional analysis screening tool or (hcr 20 and historical) or
(hcr20 and historical) or (historical clinical risk management adj2 (cerebral palsy or crying
cat syndrome or cornelia de lange syndrome or down's syndrome or phenylketonuria)) or
(health adj3 nation outcome scales adj2 people adj2 learning disabilities) or health action
plan or health action checklist or (home adj2 community problem checklist) or health
equalities framework or home situation$ questionnaire or (institute adj2 basic research
modified overt aggression scale) or ibr moas or ibrmoas or ibr modified overt aggression
scale or ((interview protocol adj2 challenging behavio?r) and revised) or (inventory adj2
client adj2 agency planning) or (minnesota sex offender screening tool and revised) or
mnsost r or mnsostr or modified overt aggression scale or motivation assessment scale or
nisonger child behavio?r rating form or ncbrf or (nisonger child behavio?r rating form and
problem behav$) or ncbrf pb or ncbrfpb or overt aggression scale or parental concerns
guestionnaire or pdd behavio?r inventory or pddbi or pdd bi or preschool behavio?r
checklist or problem behavio?r questionnaire or (psychopathy checklist adj2 revised) or
questions about behavio?ral function or (rapid risk assessment adj2 sexual offence
recidivism) or rrasor or (reiss screen adj2 maladaptive behavio?r) or (repetitive behavio?r
scale adj2 revised) or (revised children$ anxiety adj2 depression scale) or risk matrix 2000
or (scales adj2 independent behavio?r adj2 revised) or general maladaptive index or
(schedule adj2 handicaps behavio?r adj2 skills) or hbs schedule or (screen adj2 child
anxiety related emotional disorders) or spence children$ anxiety scale or sex offender risk
appraisal guide or (social dysfunction adj2 aggression scale) or (strengths adj2 difficulties
guestionnaire) or treatment need matrix or visual analog scale or violence risk appraisal
guide or walker problem behavio?r identification checklist or ward anger rating scale).ti,ab.

((professional quality adj2 life scale) or dispositional resiliency scale or drs 15 or drs15 or
beck depression inventory or abbreviated dyadic adjustment scale or (abbreviated quality
adj2 life enjoyment adj2 satisfaction questionnaire) or q les g 18 or glesql8 or gles q18 or
attributional style questionnaire internal negative or asq in$1 or asqgin or automatic thoughts
questionnaire or caregiver strain questionnaire or (burden adj2 care questionnaire) or fam
i or famiii or family assessment measure or ((carer uplift adj2 burden scale) and uplift) or

3 (depression anxiety adj2 stress scale) or general health questionnaire or malaise inventory
or maslach burnout inventory or (maslow assessment adj2 needs) or mans Id or mansld or
mcmaster family assessment device or parental stress index or patient health
questionnaire or phq 2 or phg2 or phq 9 or phg9 or personal wellbeing index or profile of
mood states or (questionnaire on resources adj2 stress) or situational guilt scale or (state-
trait anxiety inventory adj2 trait scale) or (statetrait anxiety inventory adj2 trait scale) or
stress arousal checklist).ti,ab.

4 or/1-3 and [Id terms]

((assess$ adj5 (battery or batteries or checklist$ or check list$ or index or instrument$ or
interview$ or inventor$ or item$ or measure$1 or questionnaire$ or rate or rating or scale$
or score$ or screen$ or (self adj (assess$ or report$)) or subscale$ or survey$ or tool$ or
test form$)).ti. and [Id terms]

6 or/4-5
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Section 3: study design filter terms

Health economic and quality of life study design filter

Embase, Medline, PreMEDLINE, PsycINFO — OVID

budget/ or exp economic evaluation/ or exp fee/ or funding/ or exp health care cost/ or
health economics/ or exp pharmacoeconomics/ or resource allocation/

1 use emez

exp budgets/ or exp “costs and cost analysis”/ or economics/ or exp economics, hospital/
or exp economics, medical/ or economics, nursing/ or economics, pharmaceutical/ or exp
“fees and charges”/ or exp resource allocation/ or value of life/

3 use mesz, prem

exp "costs and cost analysis"/ or "cost containment"/ or economics/ or finance/ or
funding/ or health care economics/ or pharmacoeconomics/ or exp professional fees/ or
resource allocation/

5 use psyh

(cost$ or economic$ or pharmacoeconomic$ or pharmaco economic$).ti. or (cost$ adj2
(effective$ or utilit$ or benefit$ or minimi$)).ab. or economic model$.tw. or (budget$ or fee
or fees or financ$ or price or prices or pricing or resource$ allocat$ or (value adj2
(monetary or money))).ti,ab.

decision theory/ or decision tree/ or monte carlo method/ or *nonbiological model/ or
(statistical model/ and exp economic aspect/) or stochastic model/ or *theoretical model/

8 use emez

exp decision theory/ or markov chains/ or exp models, economic/ or *models,
organizational/ or *models, theoretical/ or monte carlo method/

11 10 use mesz, prem
12 exp decision theory/ or exp stochastic modeling/

13 12 use psyh

((decision adj (analy$ or model$ or tree$)) or economic model$ or markov or monte
carlo).ti,ab.

guality adjusted life year/ or "quality of life index"/ or short form 12/ or short form 20/ or
short form 36/ or short form 8/ or sickness impact profile/

16 15 use emez
17 quality-adjusted life years/ or sickness impact profile/
18 17 use mesz, prem

19 "*quality of life"/

Challenging behaviour and learning disabilities
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20 19 use psyh

21 (((disability or quality) adj adjusted) or (adjusted adj2 life)).ti,ab.

22 (disutili$ or (utilit$ adj1 (health or score$ or value$ or weigh$))).ti,ab.
23 (health year equivalent or hye or hyes).ti,ab.

24 (daly or gal or gald or gale or qgaly or gtime$ or qwb$).ti,ab.

25 discrete choice.ti,ab.

26 (euroqol$ or euro qol$ or eq5d$ or eq 5d$).ti,ab.

27 (hui or huil or hui2 or hui3).ti,ab.

o8 ((quality adj2 (wellbeing or well being)) or quality adjusted life or gwb or (value ad;j2
(money or monetary))).ti,ab.

29 (qol or hqgl$ or hqol$or h gol$ or hrgol or hr gol or hr gl or hrgl).ti,ab.
30 rosser.ti,ab.

31 sickness impact profile.ti,ab.

32 (standard gamble or time trade$ or tto or willingness to pay).ti,ab.

3 (sf36 or sf 36 or short form 36 or shortform 36 or sf thirtysix or sf thirty six or shortform

3 thirtysix or shortform thirty six or short form thirtysix or short form thirty six).ti,ab.

(sf6 or sf 6 or short form 6 or shortform 6 or sf six or sfsix or shortform six or short form
six).ti,ab.

3 (sf12 or sf 12 or short form 12 or shortform 12 or sf twelve or sftwelve or shortform twelve
or short form twelve).ti,ab.

(sf16 or sf 16 or short form 16 or shortform 16 or sf sixteen or sfsixteen or shortform

36 sixteen or short form sixteen).ti,ab

(sf20 or sf 20 or short form 20 or shortform 20 or sf twenty or sftwenty or shortform twenty

37 or short form twenty).ti,ab.

38 or/ 2,4,6-7,9,11,13-14,16,18,20-37
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Appendix J: Completed Methodology
Checklists
A.1 Diagnostic test accuracy studies

A.1.1 Moss 1998

Phase 1: State the review question

Patients (setting, intended use of index test, presentation, prior testing):

In people with learning disabilities, what is the utility of methods and tools used to assess the
circumstances, risk factors and antecedents associated with the development of behaviour that
challenges (including assessment of sensory deficits, sensory processing disorders, physical health
status, communication needs, emotional needs, mental health needs, and environmental factors)?

Index test(s): Psychiatric Assessment Schedule for Adults with a Developmental Disability Checklist
(PAS-ADD Checklist)

Reference standard and target condition: Reference standard was diagnosis by a psychiatrist (method
unspecified) and target condition was mental health problems.

Challenging behaviour and learning disabilities
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Phase 2: Draw a flow diagram for the primary study

Cohort studv Eligible participants N = ?

Not included N = ?

Psychiatric diagnosis (method
unspecified) N = 59

Time interval = ?

PAS-ADD | Randomly excluded
Checklist N = 59 N=0
I

v v v v
Reference Reference Reference Reference
standard = standard = no standard = no standard = no
mental health mental health mental health mental health
problems problems problems problems
Index test = Index test = no Index test = Index test =
mental health mental health mental health mental health
problems problems problems problems
TRUE TRUE FALSE FALSE
POSITIVE NEGATIVE POSITIVE NEGATIVE
N = 32 N=09 N=4 N=14

Phase 3: Risk of bias and applicability judgements

QUADAS-2 is structured so that four key domains are each rated in terms of the risk of bias
and the concern regarding applicability to the review question (as stated in Phase 1). Each
key domain has a set of signalling questions to help reach the judgements regarding bias
and applicability.

Domain 1: Patient selection
A. Risk of bias

Describe methods of patient selection: Participants were individuals with intellectual disability on the
psychiatrist's clinical files, some of whom were currently ill and some of whom were well. Subjects
were selected to cover a broad range of conditions and severity of disorder.

Was a consecutive or random sample of patients enrolled? No
Was a case-control design avoided? Yes
Did the study avoid inappropriate exclusions? Unclear

Challenging behaviour and learning disabilities
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Domain 1: Patient selection

Could the selection of patients have introduced bias?

Risk: High

B. Concerns regarding applicability

Describe included patients (prior testing, presentation, intended use of index test and setting):

Participants were 59 individuals with intellectual disability. Subjects were selected to cover a broad
range of conditions and severity of disorder.

According to the reference standard, 15% had no diagnosis; 7% were in remission; 3% were
diagnosed with dementia; 8% with organic mental iliness; 25% with schizophrenia or psychosis;
10% with bipolar disorder; 24% with depression; 3% with acute stress reaction; 3% with an eating
disorder; 3% with sexual dysfunction and 3% with hyperactivity.

Is there concern that the included patients do not match the review question?
Concern: Low

Domain 2: Index test(s)
A. Risk of bias

Describe the index test and how it was conducted and interpreted:

The PAS-ADD Checklists were completed by key informants, who were staff members or relatives
in the majority of cases. The informants completing the Checklist were kept blind to the scoring
algorithm. Six of the sample members had a diagnosis which was not in the spectrum covered by
the Checklist; therefore, it was considered less likely that these would be detected by the
instrument. (For the purpose of this review question all participants, including those with a diagnosis
not covered by the PAS-ADD have been included in analysis to prevent artificially inflating
sensitivity and specificity estimates).

Were the index test results interpreted without knowledge of the results of the Unclear
reference standard?
If a threshold was used, was it pre-specified? Yes

Could the conduct or interpretation of the index test have introduced bias?
Risk: Unclear

B. Concerns regarding applicability

Is there concern that the index test, its conduct, or interpretation differ from the review question?
Concern: Low

Domain 3: Reference standard
A. Risk of bias

Describe the reference standard and how it was conducted and interpreted:

The reference standard was an estimate of severity of illness made by one of the authors - a
psychiatrist specializing in intellectual disability. Each subject was given a current diagnosis and an
estimate of severity on a three-point scale: (0) well or in remission; (1) mild; and (2) severe. It is not
reported whether the assessor was blind to results of the index test.

Is the reference standard likely to correctly classify the target condition? Unclear

Were the reference standard results interpreted without knowledge of the results of Unclear
the index test?

Could the reference standard, its conduct, or its interpretation have introduced bias?
Risk: Unclear

B. Concerns regarding applicability
Is there concern that the target condition as defined by the reference standard does not match the

Challenging behaviour and learning disabilities
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Domain 3: Reference standard
review question?
Concern: Unclear

Domain 4: Flow and timing

A. Risk of bias

Describe any patients who did not receive the index test(s) and/or reference standard or who were
excluded from the 2x2 table (refer to flow diagram):

According to the paper, there were no participants excluded from the study.

Describe the time interval and any interventions between index test(s) and reference standard:

The time interval and any interventions between index test and reference standard were not
reported.

Was there an appropriate interval between index test(s) and reference standard? Unclear
Did all patients receive a reference standard? Yes
Did patients receive the same reference standard? Unclear
Were all patients included in the analysis? Yes

Could the patient flow have introduced bias?
Risk: Unclear
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A.1.2 Sturmey 2005

Phase 1: State the review question

Patients (setting, intended use of index test, presentation, prior testing):

In people with learning disabilities, what is the utility of methods and tools used to assess the
circumstances, risk factors and antecedents associated with the development of behaviour
that challenges (including assessment of sensory deficits, sensory processing disorders,
physical health status, communication needs, emotional needs, mental health needs, and
environmental factors)?

Index test(s): Psychiatric Assessment Schedule for Adults with a Developmental Disability
Checklist (PAS-ADD Checkilist)

Reference standard and target condition: Reference standard was ICD-10 and target
condition was psychopathology.
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Phase 2: Draw a flow diagram for the primary study

Cohort studv Eligible participants N = 226

Not included N=0 N

Psychiatric diagnosis (ICD-10) N = 226

Time interval = ?

Randomly excluded

PAS-ADD N= 0
Checklist N = 226 B

v v v v
Reference Reference Reference Reference
standard = standard = no standard = no standard = no
mental health mental health mental health mental health
problems problems problems problems
Index test = Index test = no Index test = Index test =
mental health mental health mental health mental health
problems problems problems problems
TRUE TRUE FALSE FALSE
POSITIVE NEGATIVE POSITIVE NEGATIVE
N=76 N=77 N =33 N =40

Phase 3: Risk of bias and applicability judgements

QUADAS-2 is structured so that four key domains are each rated in terms of the risk of bias
and the concern regarding applicability to the review question (as stated in Phase 1). Each
key domain has a set of signalling questions to help reach the judgements regarding bias
and applicability.

Domain 1: Patient selection
A. Risk of bias

Describe methods of patient selection: The sample comprised all 226 individuals who were referred
over a 3-year period to a specialist mental health service for people with intellectual disabilities

Was a consecutive or random sample of patients enrolled? Yes
Was a case-control design avoided? Yes

Challenging behaviour and learning disabilities
6





Appendix J: Completed Methodology Checklists

Domain 1: Patient selection

Did the study avoid inappropriate exclusions? Yes
Could the selection of patients have introduced bias?

Risk: Low

B. Concerns regarding applicability

Describe included patients (prior testing, presentation, intended use of index test and setting):
Participants were individuals who were referred to a specialist mental health service for people with
intellectual disabilities. 35% had no psychiatric diagnosis; 19% schizophrenia spectrum diagnosis;
12% depressive disorder; 8% anxiety; 8% adjustment reaction; 4% dementia; 8% personality
disorder; 6% other (delirium, eating disorder, hyperkinetic disorder).

Is there concern that the included patients do not match the review question?

Concern: Low

Domain 2: Index test(s)
A. Risk of bias

Describe the index test and how it was conducted and interpreted:

A key informant such as a relative or staff member was asked to complete the PAS—ADD Checklist
for each individual. (14% of participants had ICD-10 disorders not covered by the PAS-ADD
Checklist. The number of participants with no diagnosis and those with an ICD-10 diagnosis not
covered by the checklist have been combined in the data reported in Sturmey 2005 (Table 5) and
thus it is not possible to separate out the proportion of these which would fall into false negatives
and true negatives. It is possible that this could inflate estimates of diagnostic precision).

Were the index test results interpreted without knowledge of the results of the Unclear
reference standard?
If a threshold was used, was it pre-specified? Unclear

Could the conduct or interpretation of the index test have introduced bias?
Risk: Unclear

B. Concerns regarding applicability

Is there concern that the index test, its conduct, or interpretation differ from the review question?
Concern: High

Domain 3: Reference standard
A. Risk of bias

Describe the reference standard and how it was conducted and interpreted:

The target condition was psychopathology and the reference standard was ICD-10. The assessing
psychiatrist was masked to the PAS—ADD Checklist score at assessment.

Is the reference standard likely to correctly classify the target condition? Yes
Were the reference standard results interpreted without knowledge of the results of the Yes
index test?

Could the reference standard, its conduct, or its interpretation have introduced bias?
Risk: Low

B. Concerns regarding applicability

Is there concern that the target condition as defined by the reference standard does not match the
review question?

Concern: Low

Domain 4: Flow and timing

Challenging behaviour and learning disabilities
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Domain 4: Flow and timing

A. Risk of bias

Describe any patients who did not receive the index test(s) and/or reference standard or who were
excluded from the 2x2 table (refer to flow diagram):

According to the paper, there were no participants excluded from the study.

Describe the time interval and any interventions between index test(s) and reference standard:

The time interval and any interventions between index test and reference standard were not
reported.

Was there an appropriate interval between index test(s) and reference standard? Unclear
Did all patients receive a reference standard? Yes
Did patients receive the same reference standard? Yes
Were all patients included in the analysis? Yes

Could the patient flow have introduced bias?
Risk: Unclear

Notes on use of Methodology checklist: the QUADAS-2 tool for studies of diaghostic
test accuracy

For the accompanying notes on how to use the QUADAS-2 tool, please see:

Whiting PF, Rutjes AWS, Westwood ME et al. and the QUADAS-2 group (2011) QUADAS-2:
a revised tool for the quality assessment of diagnostic accuracy studies. Annals of Internal
Medicine 155: 529-36

The QUADAS website

Challenging behaviour and learning disabilities
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Appendix K: Data extraction forms

An Excel-based data extraction tool, developed by NCCMH staff, was adapted for use in the current context to extract RCT evidence. The
following screen grabs provide an example of the study characteristics extracted for each study and the methodology checklist. Further information
was extracted about funding, publication status, comparisons and study results (not shown). Review Manager 5.1 (The Cochrane Collaboration,
2011) was used to extract data for the review of case identification instruments. Word-based forms were used to extract evidence about access to
services and the experience of care.

Study characteristics

(S

10

15

17

13

21

22

23

24

25

26

A E F H J K L M N o] P Q R S
STUDY CONTEXT INCLUSION/ EXCLUSION CRITERIA
Study_ID ~ |Group2 Population ~ | Year ~ |Country ~ |Recruit_Loc |~ [Recruit_Q ~ [N_Rand Diagnosi ~ |Target_beh ~ | Diagnosis_Beh Q - |1Q_Cutoff ~ |Age Mir ~ |Age_Ma ~ |Autism_Ex¢ ~ |OtherIn/Exclusions_Q ~
Alkhondzadeh 2008 |0.1 Placebo Children and voung |2008 Iran Outpatient Children’s outpatient clinic of 40 Aufism Challenging behaviour 1) DSM IV-TR autism; i) |NR 3 11 Selected for |1) Children were
people Services Roozbeh Hospital. (not specified) Patients presented with a excluded if they had
Aman 2002 0.1 Placebo Children and young |2002 USA N/R N/A 58 Learning Chatlenging behaviour 1) An axis II diagnosis of |70 3 12 N/R Inclusion: i) Vineland
people Disabilities (not specified) subaverage 1Q; i) DEM- Adaptive Behavior Scale
Amminger 2007 0.1 Placebo Children and young (2007 Austria Outpatient Study participants were recruited |13 Autism Lrritability i) DSM-IV autism; i) N/R 5 17 Selected for |i) Inclusion: weight >
people Services from children and adolescents severe tantrums, 15ke; mental age of = 18
Amore 2011 4.3 Antipsychotics: Risperidone Adults 2011 Ttaly Inpatient Participants in the study were 62 Learning Challenging behaviour i) severe mental N/A NR NR NR 1) all patients were
Services consecutive patients attending a Dizabil (aggression) retardation (DSM-IV TR) receiving a FGAs for a
Bilgin 2009 0.2 Wait hist Family carers of 2009 Turkey Education The mothers were 90 Learning None 1) children with intellectual |[N/R NR N/R N/R 1) (excluded mothers
children and voung services informed about the study by the Disabil disability; i) (not ‘who were not able to
Chan 2005 0.5 Attention/Monitoring Mixed 2005 Hong Kong Inpatient Participants were recruited from |89 Learning Challenging behaviour 1) Diagnosed with mental |N/R 11 7 N/R 1) Exclusion criteria:
Services a developmental disability unit in Disabiliti (not specified) retardation according to History of epilepsy
Craft 1987 0.1 Placebo Adults 1987 UK Inpatient Five centres participated in the 42 Learning Challenging behaviour 1) mentally handicapped in-|N/A NR N/R N/R 1) Patients were excluded
Services trial, contributing a total of 42 Disabilifi (aggression) patients; if) exhibiting from the trial if they
Davis 1991 0.3 Treatment as usual Family carers of 1991 UK Community Tower Hamlet's Child 80 Learning None i) families of children wilh |[N/R NR N/R N/R N/A
children and voung referral (e.g. Development Team in East Disabilities intellectual or multiple
Ferraioli 2013 5.1 Parent Training Family carers of 2013 USA Mixed Participants were recruited 21 Autism None i) The participants’ NR NR NR Selected for |Parents were required to
children and voung through the Outreach Division of children represented be the primary
Gagiano 2005 0.1 Placebo Adults 2005 Worldwide Unclear NR 77 Learning Challenging behaviour i) Axis IT diagnosis of 35t0 84 18 63 N/R i) Patients were healthy,
(Multiple) Disabil (not specified) borderline intellectual according to results of a
Gammon 1991 0.4 No treatment Family carers of 1901 USA Education Parents were recruited for the 42 Developmental (None 1) Child with specific N/ER NR N/ER N/R i) The parents must have
children and voung services study using fliers Disabiliti developmental or other kenown about their
Gencoz 1997 0.3 Treatment as usual Children and voung |1997 Turkey Education Children were chosen from a 26 Learning Challenging behaviour i) persons with trainable  |N/R NR NR N/R 1) Must be able to pass
people services state school for persons with Disabiliti (not specified) mental retardation; if) 50% of the Gross Motor
Ghanizadeh 2013 |4.3 Antipsychotics: Risperidone Children and young |2013 Iran Qutpatient Children were recruited from the (59 Autism Irritability i) DSM-IV autism N/R 4 18 Selected for |i) Excluded children with
people Services child psychiatry outpatient clinic spectrum disorders; i) a history of medically
Greaves 1997 0.5 Attention/Monitoring Family carers of 1997 Australia Education The sample of 54 mothers was 34 Down None i) Pre-school children N/R NR N/R N/R N/A
children and voung services |attending an early intervention Syndrome with Down syndrome i)
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A U v W X ki AL AB AC AD AE AF AG
STUDY RANDOMISATION PARTICIPANT DEMOGRAPHICS
Study_ID ~ |Num_Grouf ~ (Unit_Rand ~ |N_Cluste ~ |Age (yrs) - |Sex (% F) ~ |Race (% Whit ~ [IQ Diagnosis | ~ |ID_DisabilityLevel_t ~ |Baseline_CB_Q - [CurrMed |~ [Med_Q ~ |Autism |~ [OtherDemo_Q -
Akhondzadeh 2008 |2 Individual NA 6.80 25.00 NR NR Autism NR NR NR N/A 100.00 (100% autism).
Aman 2002 2 Individual N/A 8.74 20.67 56.90 57 Learning Mild mental (Nisonger Child NR Use of consistent | N/R DSM-IV axis I
Disabilities retardation = 65.56%; |Behavior Rating Form doses of diagnosis:
Amminger 2007 2 Individual NA 11.24 0.00 NR NR Autism NR (ABC-I at baseline= |N/R N/A 100.00 (100% autism).
28.09)
Amore 2011 2 Individual N/A 48.00 27.40 NR NR Learning (100% Severe ID) NR 100.00 At the beginning of |N/R All had a Clinical
Disabilities the study, all Global Impression-
Bilgin 2009 2 Individual N/A 34.03 100.00 NR NR Learning (100% intellectual NR NR NR NR NR
Dizabilities disabilitv)
Chan 2005 2 Individual NA NR 59.52 NR NR Learning Mild mental 1) (Checklist of 100.00 Most participants  [N/R i)
Disabilities retardation = 49.44%; |Challenging Behaviour had a diagnosis of Schizophrenia‘psyc
Craft 1987 2 Individual N/A 32.76 30.95 NR NR Learning (Mild mental handicap |(Aggressive = NR Other medication |N/R N/A
Disahilities =0 52%; moderate 52.38%; self- currently being
Davis 1991 2 Individual NA 32.63 100.00 65.00 NR Learning General quotient= NR NR NR NR NR
Disabilities 59.82 (equivilent to
Ferraioli 2013 2 Individual N/A NER 66.60 33.00 NER Autism The participants’ NER NER N/A 100.00 Socioeconomic
children represented background was
Gagiano 20035 2 Individual N/A 20.77 38.96 NR 56 Learning (Borderline intellectual |(Mean ABC-total= 5.19 N/A NR (ASPD = 5.18%;
Disabilities functioning = 49.65) Conduct disorder
Gammon 1991 2 Individual N/A 38.43 100.00 NER NER Developmental |(i Proportion of each |N/R NER NER NER N/ER
Disabilities diagnosis N/R but
Gencoz 1997 2 Individual N/A 12.08 NR NR NR Learning trainable mentally Adaptive Behaviour |[N/R NR NR N/R
Disabilities retarded children Scale (ABS)-
Ghanizadeh 2013 |2 Individual NA 9.55 18.63 NR NR Autism NR NR NR No marked change (93.50 Mean weight=
in dose of 32.05;. Mean
Greaves 1997 3 Individual NA NR 100.00 NR NR Down (100% Down NR NR NR NR NR
Syndrome Svndrome)
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Methodology checklists

10

15

17
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26

A AH A Al AR AL AM AN AD AP AQ AR AS AT

STUDY SEQUENCE GENERATION ALLOCATION CONCEALMENT BLINDING (performance and detection bias) MISSING OUTCOME DATA

Study_ID ~ RandMethod  ~ |Quotation ~ |ROB ~ |Quotation ~ |ROB | - |Participants - |Providers - |ROB ~ |Outcome Assessors ~ |ROB ~ |Mthd_Analy  ~ |Quotation - |ROB -

Akhondzadeh 2008 |Computer/Online  |Patients were randomized |Low  |The assignments were kept |Low  [Throughout the study, the |Throughout the study. the |Low Throughout the study, the |Low  |No dropout/ All patients completed the |Low
to receive piracetam or in sealed. opague envelopes person who administered  |person who administered person who administered Denominator is all |trial and there were no

Aman 2002 Unclear Participants were randomly |Unclear|N/R Unclear| Double blind. Double blind. Low Double blind. Unclear|Last observation  |An intent-to-treat design Low
assigned to receive carried forward  [was used, with the last

Amminger 2007 Unclear Children were randomly Unclear| N/R Unclear| Double blind (no further Double blind (no further Low Double blind (unclear if Unclear | Available case (Main analysis is available |Low
assigned. detail with regard to who is |detail with regard to who is assessor was blind) case and extracted

Amore 2011 Unclear Randomised to olanzapine |Unclear|N/R Unclear| Single-blind (no further Single-blind (no further Unclear Blind assessment of Low  |No dropout/ (62 randomised and 62 Low
and to risperidone. info) info) outcome Denominator is all |included in analyses)

Bilgin 2009 Computer/Online | Participants were then Low |Allocation was concealed |Low |The intervention group was |N/R N/A self-completion High |No dropout / (45 randomised to each Low
randomly allocated to the from the recruiting then asked to attend the questionnaire (for mothers) Denominator is all |group & 435 analysed for

Chan 2005 Mechanical. e.g.  |Randomly assigned to Low |NER Unclear| N'/R A nurse specialist acted as | N/A i) A research assistant High |No dropout / (Table 3 shows same Low

coin foss experimental and control carer and enabler in the entered the room with the Denominator is all |numbers of Ps at pre- and

Craft 1987 Minimisation Allocation to either the Low |NR Unclear| The pathologist or another |Double blind (no further Low Double blind (no further Unclear|No dropout / No participants were Low
active or placebo group doctor at each centre detail with regard to who, detail with regard to who, Denominator is all [withdrawn from the study.

Davis 1991 Unclear Consecutive referrals were |Unclear|N/R Unclear| N/A N/A N/A (Primary outcome, Malaise |High |Unclear Data on three Bangladeshi  |Unclear
randomly allocated either to inventory, self report) families were excluded,

Ferraioli 2013 Unclear Parents were divided into  |Unclear| N/R Unclear| N/R For the fall cohort, both N/A (self report) High |Awailable case Completer analyses were  |High
matched pairs based on croups were led by the conducted, considering

Gagiano 2005 Other Patients were randomly Low |NR Unclear| Double-blind. Double-blind Low In the double-blind study, |Low |Last observation |Data from all randomized |Low
allocated in equal numbers the clinician who scored carried forward  [patients who had taken

(Gammon 1991 Unclear Parents mesting the Unclear| N/R Unclear| The interventions involved |Coping Skills Training N/A (Unblinded Self-report) High |Unclear NER Unclear
eligibility requirements for parents’ active participation [Program (CSTP), designed

Gencoz 1997 Unclear subjects were then tested  |Unclear|N/R Unclear| N/R NR N/A (reported by parents and Unclear|Unclear (No mention of dropout or  |Unclear
on the Turkish teachers; blinding not missing data)

Ghanizadeh 2013 |Unclear Participants were randomly |Unclear|N/R Unclear| Patients were blind to The clinician who High Both rater and the Low |Imputation (those [A second round of Low
assigned to one of the two treatment assignment. administered the patients were blind to receiving some statistical analyses using

Greaves 1097 Unclear The mothers were Unclear| N/R Unclear| The titles of the seminars  |N/R NiA (Unblinded Self-report) High |Unclear NER Unclear
randomly assigned to one in both the REPE and ABA
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A AU AV AW AX AY AZ BA BB BC

1 |STUDY SELECTIVE QUTCOME REPORTING OTHER BIAS
2 |Study ID - Registerec ~ [Reg_Num - |Primary_Outcomes - |Secondary_Outcome - |Quotation - [ROB - |Quotation ~ [Stopped_Ear ~ [ROB ~

Akhondzadeh 2008 |No NER HIGH- One or more outcomes of interest in the review  (N/A Each child was rated at High |N/A No Low  |Tehran Published  (No
3 are reported incompletely so that they cannot be entered baseline and at week 2, University of paper(s)

Aman 2002 No (This study  |LOW- The study protocol is not available but it is clear [N/A (All outcomes reported in |Low  |(i.Study medication and No High |Janssen Published  |No N/A
4 was ot that the published reports include all expected outcomes, the correct format; support was provided by Research paper(s)

Amminger 2007 NER NiA UNCLEAR -Insufficient information to permit judgement (N/A (All outcomes reported in - |Unclear|N/A No Low |Study Published |(No N/A
6 of “Yes” or "No'. It is likely that the majoritv of studies the correct format) medication paper(s)

Amore 2011 NER NiA UNCLEAR -Insufficient information to permit judgement (N/A (Study reports that Unclear|Cumulative numbers of No Low |NR Published  (No N/A
7 of “Yes” or “No'. It is likely that the majority of studies oufcomes were recorded at episodes of verbal paper(s)

Bilgin 2009 NR NER UNCLEAR -Insufficient information to permit judgement [N/A (All outcomes reported in  [Unclear[N/A No Low |Research Published |[No N/A
10 of "Yes” or "No’_ Tt is fikely that the majority of studies the correct formar) foundation of  |paper(s)

Chan 2005 NR N/A UNCLEAR -Insufficient information to permit judgement [N/A (All outcomes reported in - [Unclear[N/A No Low  |Health Care and |Published |No N/A
15 of “Yes” or "No'. It is likely that the majoritv of studies the correct format) Promotion Fund |paper(s)

Craft 1987 NER NiA HIGH- One or more outcomes of interest in the review  [N/A (mean aggression scores High |i) The administration of No High |NR Published  (No N/A
17 are reported incompletely so that they cannot be entered not reported, no SD) addifional medication fo paper(s)

Davis 1991 NER NER HIGH- One or more outcomes of mterest in the review  (HIGH- Not all of the Although results for all the |High |N/A No Low  |Mental Health  |Pubhshed |No N/A
13 are reported incompletely so that they cannot be entered |study’s pre-specified measures are available, in Foundation. paper(s)

Ferraioli 2013 No N/A HIGH- One or more outcomes of interest in the review  [HIGH- One or more (One or more outcomes of |High i) Despite randomization No High |Organization for |Published |No N/A
21 are reported incompletely so that they cannot be entered |outcomes of interest in the |interest in the review are efforts to reduce between- Autism paper(s)

Gagiano 2005 NER NiA UNCLEAR -Insufficient information to permit judgement (N/A BPI scores (total score and |Unclear| This work was supported  [No High |Johnson & Published  (No N/A
22 of “Yes” or “No’. It is likely that the majonitv of studies self-injurious behavior, by Johnson & Johnson Johnson paper(s)

Gammon 1991 NER NER HIGH- One or more outcomes of mterest in the review  [N/A (Outcome scores presented |High |N/A No Low |NR Published (No N/A
23 are reported incompletely so that they cannot be entered as mean ranks) paper(s)

Gencoz 1997 NR N/A UNCLEAR -Insufficient information to permit judgement [N/A (All outcomes reported in - [Unclear[N/A No Low |NR Published  |No N/A
24 of “Yes” or "No’. It is likely that the majoritv of studies the correct format) paper(s)

Ghanizadeh 2013 | Ves IRCT201110|LOW- The study protocol is available and all of the N/A (All outcomes reported in - |Low (Authors associated with | No High |Author (MB)is |Published |No N/A
25 233930N15 |study’s pre-specified (primary and secondary) outcomes the correct format) the study have received supported by paper(s)

Greaves 1997 NR NER HIGH- One or more outcomes of interest in the review  (N/A (Outcome scores presented |Unclear|N/A No Low |NR Published  (No N/A
26 are reported incompletely so that they cannot be entered as mean change only; no paper(s)
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