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ABSTRACT

Introduction Siblings share a lifelong bond in their
relationship, and they may choose to provide support

to their brother or sister with a neurodisability. Previous
reviews summarised programmes that only focused on the
behavioural, emotional and psychological outcomes of the
siblings. There is a need to synthesise existing evidence
and enhance our understanding about programmes for
siblings to acquire knowledge, develop skills and become
empowered that can help them to provide support to their
brother or sister with a neurodisability. The objective of
this review is to identify and map the characteristics and
outcomes of programmes designed to prepare siblings in
their future roles to support their brother or sister with a
neurodisability.

Methods and analysis This review will be conducted
using the Joanna Briggs Institute methodology for scoping
reviews. An integrated knowledge translation approach
will be used by partnering with the Sibling Youth Advisory
Council comprised of siblings of individuals with a
disability throughout all review phases. Databases to be
searched include PsycINFO, Cumulative Index of Nursing
and Allied Health Literature, Sociological Abstracts,
Education Resources Information Center, EMBASE, Web
of Science, MEDLINE (Ovid) and SPORTDiscus, from date
of inception to November 2020. Studies of programmes
designed for siblings of individuals with neurodisabilities,
with no exclusion on the age of siblings or context,

and published in English will be included. Extracted

data will include details of programme structure and
content, eligibility criteria and participants, context, study
methods and outcomes. A summary of the results will be
presented in a tabular form to provide an overview of the
programmes with an accompanying narrative summary to
address the research questions of this review.
Dissemination Findings from this review will be shared
using dissemination strategies in partnership with the
Sibling Youth Advisory Council. We will share the findings
with key stakeholders such as healthcare providers,
researchers, and patient and family advocacy groups.

INTRODUCTION

There is an estimated 150 million children
and youth under the age of 18 with a disability,
including a neurodisability." Neurodisability
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Strengths and limitations of this study

» This review will use a systematic approach to syn-
thesise information about programmes designed to
support siblings in their future roles to individuals
with a neurodisability across the lifespan.

» Findings from this review will be limited to siblings
of individuals with a neurodisability, and may not be
generalisable for other diagnoses.

» Sibling partners will be involved in all phases of the
scoping review, to ensure that the findings of this
review are relevant and meaningful for stakeholders.

can be broadly defined as a group of congen-
ital or acquired long-term conditions due to
an impairment of the brain and/or neuro-
muscular system that may create functional
limitations.” Children and youth with a
neurodisability are growing up and becoming
adults. During their transition to adulthood,
they may take on different opportunities to
explore their interests and goals, including
school, work, family and leisure. They
might also experience biological, social and
emotional challenges, such as exploring the
option to attend postsecondary education,
finding employment, developing long-term
relationships and navigating adult healthcare
services.”* Even as adults, they may continue
to experience challenges with navigating
different systems such as healthcare, educa-
tion and social services. To navigate these
different systems, individuals with neurodis-
abilities can turn to their families for support
during the progression through emerging
adulthood.* Adults with neurodisabilities will
continue to require support, such as with
personal care and activities of daily living, as
they age.” ® Families are often in a position
to provide the most optimal support because
they have been involved throughout their
child’s care, in which they know their child
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best including the child’s strengths, areas of improve-
ment and goals.”

Siblings are an integral part of the family, and every
sibling relationship is different with varying levels of
emotional closeness, social connectedness and expecta-
tions of each other.® Siblings have a unique relationship,
in which they share a lifelong bond. When a brother or
sister has a neurodisability, a sibling may choose to provide
support. Yet, sibling relationships are also highly dynamic
and can change over time depending on the needs, roles,
and commitments of the whole family.” Siblings may
choose to support their family in different ways, such as
providing emotional support to their brother or sister
with a neurodisability or taking on responsibilities to help
the whole family.'’ Siblings often become closer when
there is planning involved from the whole family with
the recognition of the sibling’s role for the future during
adulthood." ' Sometimes, there is an implicit expecta-
tion that the siblings will eventually become carers for
their brother or sister with a disability when parents are no
longer able to provide support.'> Some siblings may find
that clear and explicit expectations about future respon-
sibilities can be helpful to understand their role."” Having
a sibling with a neurodisability could affect siblings” own
future planning, such as career choice, partner choice or
decision to have children."”” Many siblings will continue
to be a part of the lives of their brother or sister with a
neurodisability throughout the lifespan.

Siblings can offer support in different ways to their
brother or sister with a neurodisability. There are four
main types of support'®: concrete support that refers
to acts of practical assistance; emotional support that
includes acts of empathy; advice support that comprises
of acts to offer information, emotional reassurance and
guidance; and esteem support that focuses on the rein-
forcement of personal worth of an individual. Different
programmes can help to prepare siblings for future roles
to support their brother or sister with a neurodisability.
These programmes can serve different purposes such as
sharing information about neurodisabilities, providing
opportunities for siblings to connect with each other and
offering resources for the siblings to support their brother
or sister with a disability."”” '° The programmes can be
tailored for different age groups. For example, Sibshops
have been developed in the United States for siblings ages
8-13 years old to learn strategies to deal with situations
experienced by their brother or sister with a disability.'”
Another programme is Sibs Talk, which was developed
in the UK for students to develop coping strategies,
acquire knowledge about their siblings’ disability, address
challenges about their experiences at home and school,
and identify their responsibilities to their siblings with a
disability.'” Family interventions may also include sessions
for siblings to learn about the disability of their brother
or sister'® or learn strategies to interact and socialise with
their brother or sister that is reinforced by parents.'?
During adulthood, siblings of individuals with a neurodis-
ability might continue to seek supports and resources to

address their concerns, such as the mental health of their
whole family, housing options and finances.*

Three systematic reviews have explored interventions
and programmes for siblings of a brother or sister with
a disability.”'™ Hartling et al evaluated the effective-
ness of sibling programmes that focused on improving
behavioural and emotional outcomes in siblings of a
brother or sister with a disability and discussed the need
for programmes to clearly describe the purpose and
intended benefits. Tudor and Lerner provided a review
on the nature, content and outcomes of clinical services
designed for siblings of a brother or sister with a devel-
opmental disability, and identified how future research
can be conducted to identify which siblings might benefit
from certain services. McKenzie Smith et al conducted
a systematic review to summarise the evidence about
the psychological functioning of siblings of a brother
or sister with a chronic physical or mental health condi-
tion. All three systematic reviews summarised the liter-
ature about sibling programmes that focused on the
behavioural, emotional and psychological outcomes
of the siblings themselves. This review will focus on
programmes designed to prepare siblings in their roles so
that they can, in turn, support their brother or sister with
a disability. There is a need to synthesise the literature on
sibling programmes that focus on the knowledge acquisi-
tion, skill development, and empowerment of siblings of
individuals with a neurodisability.

The aim of this scoping review is to identify and map
the characteristics and outcomes for participants in
programmes designed to prepare siblings in their future
roles to support their brother or sister with a neurodis-
ability. A preliminary search on the Joanna Briggs Institute
(JBI) Database of Systematic Reviews and Implementa-
tion Reports, Cochrane Database of Systematic Reviews,
PROSPERO, PubMed and Cumulative Index of Nursing
and Allied Health Literature (CINAHL) did not identify
any reviews that have summarised the literature about this
topic. The results from this review will provide an under-
standing about existing programmes designed for siblings
to support their brother or sister with a neurodisability.
Results will highlight information about the content of
these programmes of how siblings can provide support to
their brother or sister with a neurodisability. We plan to
use key findings from this review to identify current prac-
tices, as well as inform the development of resources and
tools to support siblings of individuals with neurodisabili-
ties in cocreation with key stakeholders, such as siblings of
individuals with neurodisabilities and researchers. Based
on recommendations from the UK Medical Research
Council, available evidence should be used to inform the
development of a resource or intervention.**

Review questions

Our primary review questions are:

i.  What are the characteristics of programmes (eg, pur-
pose, description, eligibility criteria, length, activities,
service provider, delivery)?
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ii. What are the outcomes for the siblings of indi-
viduals with neurodisabilities participating in the
programmes?

2

METHODS

This scoping review will be conducted according to the
JBI methodology for scoping reviews.”> This protocol
paper, as well as the final report will be written using
the Preferred Reporting Items for Systematic Reviews
and Meta-Analyses extension for Scoping Reviews (PRIS-
MA-ScR) checklist.?®

Patient and public involvement

This scoping review also uses an integrated knowledge
translation as an approach to doing research with knowl-
edge users as equal partners with researchers throughout
the study.27 In this review, we partnered with the Sibling
Youth Advisory Council (SibYAC) comprised of six young
adult siblings who have a brother or sister with a disability.
Based on previous literature, siblings with the lived expe-
riences of having a brother or sister with a disability
have often described the importance of being involved
in research.”® The SibYAC identified the relevance of
the research questions for this review and programme
outcomes (eg, knowledge acquisition, skill development,
empowerment) that are important to synthesise in this
review. We plan to continue our partnership with the
SibYAC throughout the process of conducting this review,
such as reviewing preliminary findings and providing
recommendations for the interpretation of results, as
well as knowledge translation stages such as cocreating
reports and presentations or sharing the results with the
community.

Search strategy

A three-step search strategy will be employed. An initial
limited search of PsycINFO was undertaken on 17
November 2020 to identify articles on the topic. The text
words contained in the titles and abstracts of relevant
articles, and the index terms used to describe the articles
were used to develop a full search strategy for PsycINFO
(see online supplemental file 1). The search strategy,
including all identified keywords and index terms, will
be adapted for each included database and/or informa-
tion source. The reference list of all included sources of
evidence will be screened for additional studies. Studies
published in English will be included. Articles published
from database inception to the present will be included.

Information sources

The databases to be searched include PsycINFO, CINAHL,
Sociological Abstracts, Education Resources Information
Center, EMBASE, Web of Science, MEDLINE (Ovid) and
Sport Discus.

Study of evidence selection
Following the search, allidentified citations will be collated
and uploaded into Covidence, systematic review software

(Veritas Health Information, Melbourne, Australia) and
duplicates will be removed. Following a pilot test, titles
and abstracts will then be screened independently by two
reviewers (LN and JB) against the inclusion criteria for the
review. Potentially relevant sources will be retrieved in full
with citation details. The full text of selected studies will
be assessed in detail against the inclusion criteria by two
independent reviewers (LN and JB). Reasons for exclu-
sion of sources of evidence at full text that do not meet
the inclusion criteria will be recorded and reported in
the scoping review. Any disagreements that arise between
the reviewers at each stage of the selection process will be
resolved through discussion or consultation with a third
reviewer. The results of the search and the study inclusion
process will be reported in full in the final scoping review
and presented in a PRISMA-ScR) flow diagram.*

Inclusion criteria

Participants

This review will focus on programmes with participants
who are siblings of an individual with a neurodisability,
defined as a group of congenital or acquired long-term
conditions due to an impairment of the brain and/
or neuromuscular system that may create functional
limitations.” Sibling participants may be of varying ages,
including children, youth and adults.

Concept

This review will include studies that describe programmes
designed to support siblings in their roles. Outcomes of
these programmes could include, but are not limited to
knowledge acquisition, skill development, or empower-
ment for the siblings. Studies about sibling programmes
that focus only on therapy or support for the siblings
without reference to support the individual with a neuro-
disability will be excluded. Studies that describe sibling
programmes without specific objectives targeting siblings
of individuals with neurodisabilities will also be excluded.

Context

The context of this review will include all settings that
deliver sibling programmes, such as school, rehabilita-
tion, healthcare or community settings, in any country.

Types of sources

This review will consider all study designs including exper-
imental and quasi-experimental study designs including
randomised controlled trials, non-randomised controlled
trials, before-and-after studies and interrupted time-series
studies. Descriptive studies (eg, case reports), analytical
observational studies (eg, prospective and retrospective
studies, case—control studies and cross-sectional studies)
will be included. This review will also consider descriptive
observational study designs including case series, indi-
vidual case reports and descriptive cross-sectional studies
for inclusion. Qualitative studies will also be considered
that focus on qualitative data including, but not limited
to, designs such as phenomenology, grounded theory,
ethnography, qualitative description, action research and
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feminist research. Mixed-methods studies will also be
considered.

Data extraction

Data extraction from papers included in the scoping
review will be performed independently by two reviewers
(LN and JB) using a data extraction tool developed
by all research team members, including the SibYAC.
Data extracted will include the following: author(s),
year of publication, country of origin (where the study
programme was published or conducted), study aim(s),
purpose(s) of the programme, study population and
sample size, methodology/methods, programme
context/setting, programme description, programme
development (who developed the programme, process
of developing the programme), programme delivery
(including the provider and type of delivery), duration
of the programme, programme activities, participants’
needs and goals while participating in the programme,
participant outcomes and programme evaluation. A draft
of the data extraction sheet is provided in online supple-
mental file 2. This draft form was created based on the
JBI template source of evidence details, characteristics
and results extraction instrument (22), as well as the
Cochrane Collaboration data extraction template (29).
The data extraction sheet will be modified as necessary
during the process of extracting data from each included
evidence source. Modifications will be detailed in the
scoping review. Any disagreements that arise between the
reviewers will be resolved through discussion or consulta-
tion with a third reviewer. The authors of included arti-
cles will be contacted to request missing or additional
data based on the data extraction sheet.

Data analysis and presentation

The extracted data will be presented in a tabular form
that provides a comprehensive overview about sibling
programmes based on the information outlined in the
data extraction form. There will be an accompanying
narrative summary to describe how the results address the
research questions of this scoping review.

Overall, siblings can offer support in different ways
as they will continue to be a part of their lives to their
brother or sister with a neurodisability throughout the
lifespan. While siblings may want to offer support, they
need to be prepared and empowered to take on this role
in the future. This scoping review addresses a gap in the
literature about the available evidence about programmes
designed to support siblings of individuals with a neuro-
disability in their future roles. The SibYAC will be involved
as partners throughout the process of conducting this
review to ensure that the findings are relevant and mean-
ingful to the community. Findings from this review will
provide a synthesis of evidence-based information about
programmes as well as identify future directions to inform
or enhance existing resources designed to support
siblings of individuals with a neurodisability.

DISSEMINATION

The findings from this review will be published in peer-
reviewed publications, and presented at local, national
and international conferences. We also plan to share a
plain language report with the community. To support
our knowledge translation and dissemination activi-
ties, we will leverage the infrastructure of a website of
a project that has partnered with the SibYAC about the
experiences of siblings of youth with a neurodisability.”
We will post the findings of this review to share with the
community. Our research team, including our SibYAC
partners, will seek opportunities to share both prelim-
inary and final findings with key stakeholders such as
healthcare providers, researchers, patient and family
advocacy groups.
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Supplementary File 1: Search strategy
PsycINFO (OVID). Search conducted on November 17, 2020.

Example.
Search Query Records
Retrieved

#1 exp Siblings/ or sibling*.mp. 30852

#2 exp SISTERS/ or sister*.mp. 6420

#3 exp BROTHERS/ or brother*.mp. 6533

#4 disab*.mp. 167345

#5 ((neurodevelopmental or intellectual* or developmental*) adj2 (disab* | 75165
or retard* or impair* or difficult* or disorder*)).mp.

#6 cerebral palsy.mp. or exp Cerebral Palsy/ 8350

#7 (cerebral adj palsy).mp. 7984

#8 autism spectrum disorder.mp. or exp Autism Spectrum Disorders/ or 48706
Asperger*.mp. or ASD.mp.

#9 pervasive developmental disorder*.mp. 3221

#10 spina bifida.mp. or exp Spina Bifida/ 1197

#11 exp EPILEPSY/ or epilepsy.mp. 39992

#12 exp Fetal Alcohol Syndrome/ or fetal alcohol spectrum disorder*.mp. 2548
or FASD.mp.

#13 exp Neurodevelopmental Disorders/ or neurodevelopmental 161860
disorder.mp.

#14 exp Learning Disabilities/ 27715

#15 learning disab*.mp. 27680

#16 exp Stuttering/ 4358

#17 stutter*.mp. 6071

#18 exp Attention Deficit Disorder with Hyperactivity/ 25804
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#19 (attention deficit adj 2 disorder™).mp. 0
#20 ADHD.mp. 29847
#21 developmental coordination disorder*.mp. 1184
#22 developmental co-ordination disorder*.mp. 50
#23 DCD.mp. 946
#24 tic disorder*.mp. 1656
#25 exp Tourette Syndrome/ 3201
#26 4230

(tourette® adj2 (disease* or disorder* or syndrome*)).mp.

#27 6325
exp Down's Syndrome/

#28 down* syndrom*.mp. 8427

#29 2954
exp Specific Language Impairment/ or specific language
impairment*.mp.

#30 exp Intellectual Development Disorder/ 45029
#31 dyscalculia.mp. or exp Acalculia/ or acalculia.mp. 914
#32 (alcohol related adj2 (birth defect™ or neurodevelopmental 116

disorder*)).mp.

#33 exp Fragile X Syndrome/ 1836
#34 Fragile X syndrom*.mp. 2502
#35 fraxa syndrom*.mp. 0
#36 fraxe syndrom*.mp. 0
#37 exp Klinefelters Syndrome/ 231
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#38 Klinefelter* syndrom*.mp. 385
#39 XXY.mp. 232
#40 Lesch Nyhan syndrom*.mp. 171
#41 Lesch-Nyhan syndrom*.mp. 171
#42 lowe syndrom*.mp. 10
#43 cerebro oculo renal syndrom*.mp. 0
#44 marfan* syndrom*.mp. 79
#45 exp Neurofibromatosis/ 16511
#46 neurofibromatos* 1.mp. 356
#47 neurofibromatos* i.mp. 5
#48 Trisomy 21.mp. 421
#49 Noonan syndrom*.mp. 70
#50 exp Prader Willi Syndrome/ 546
#51 prader willi syndrom*.mp. 802
#52 exp Rett Syndrome 897
#53 rett* syndrom*.mp. 1323
#54 rett disorder.mp. 27
#55 Rubinstein syndrom*.mp. 0
#56 rubinstein taybi syndrom*.mp. 58
#57 tuberous sclerosis.mp. 700
#58 exp Turners Syndrome/ 372
#59 turner* syndrom*.mp. 552
#60 exp Williams Syndrome/ 1036
#61 william* syndrom*.mp. 1349
#62 williams-beuren syndrom*.mp. 77
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#63 exp Cleft Palate/ 491
#64 cleft pal?at*.mp. 819
#65 velo-cardio-facial syndrom*.mp. 156
#66 velocardiofacial syndrom*.mp. 175
#67 exp Trisomy/ 211
#68 edward* syndrom*.mp. 7
#69 trisomy 18.mp. 42
#70 exp Dyslexia/ 6845
#71 dyslexia*.mp. 10796
#72 (reading adj3 (disabil* or retard* or impair* or difficult* or 12073
disorder*)).mp.
#73 clumsy child*.mp. 78
#74 exp Speech Disorders/ 29028
#75 speech sound disorder*.mp. 454
#76 exp Articulation Disorders/ 1642
#77 articulation disorder*.mp. 1366
#78 phonetic disorder*.mp. 8
#79 exp Language Disorders/ 38037
#80 (language adj (disorder* or impair* or defici*)).mp. 13016
#81 disorder language.mp. 47
#82 language development disorder®.mp. 3617
#83 exp Phenylketonuria/ 414
#84 phenylketonuria*.mp. 748
#85 PKU.mp. 345
#86 exp Cornelia De Lange Syndrome/ 44
#87 cornelia de lange syndrom™*.mp. 85
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#88 de lange* syndrom™*.mp. 105

#89 Duchenne muscular dystrophy.mp. 635

#90 XXY karyotype*.mp. 20

#91 karyotype* xxy.mp. 3

#92 (XXX and (female* or karyotype or chromosome or trisomy)).mp. 86

#93 developmental disabilities/ or learning disorders/ or intellectual 16064
disability/ or motor skills disorders.mp.

#94 exp Crying Cat Syndrome/ 73

#95 cri du chat syndrom*.mp. 98

#96 happy puppet syndrom*.mp. 3

#97 angelman syndrom*.mp. 436

#98 galactos?emia*.mp. 46

#99 exp Deaf/ or exp Hearing Disorders/ or hearing loss.mp. 23720

#100 exp Blind/ or exp Vision Disorders/ 17124

#101 (blind or blindness).mp. 48324

#102 (visual adjl (impair* or loss or disorder* or disabil* or difficult*)).mp. | 5537

#103 program*.mp. 438137

#104 exp Program Development/ or exp Program Evaluation/ 28670

#105 resource*.mp. 183369

#106 exp Training/ or train*.mp. 351618

#107 intervention®*.mp. or exp Intervention/ 413366

#108 educat®.mp. 661227

#109 workshop*.mp. 17726

#110 or/1-3 38256

#111 or/4-102 452686

#112 or/103-109 1470551
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#113

and/110-112

1647
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Supplementary File 2: Data extraction instrument

Study Information

Date form completed

Identify the date that the form was completed
(dd/mm/yyyy).

Name of person extracting
data

Identify the reviewer who extracted the data for this
form.

Study title

Identify the full title and subtitle.

Authors

Identify all authors as follows: “last name, initial of first
name.”

Author affiliations

List affiliations of all authors (e.g., program,
department, institution).

Country

Identify the country where the study was conducted.

Study funding source

Describe the funding source for the study and role of
funders.

Possible conflicts of interest

Identify possible conflicts of interest declared by
authors.

Population and Setting

Participant inclusion criteria

Describe the participant inclusion criteria.

Participant exclusion criteria

Describe the participant exclusion criteria.

Participant characteristics

Total number | Number of males | Number of
females

Age (years)

Education level

Race/ethnicity

Diagnosis of participant’s siblings

Methods of participant
recruitment

Identify the different methods of participant recruitment
(e.g., social media, word of mouth, participant referral).

Setting context

Describe the environment that the program was
implemented (e.g., community, college, university, after
school).

Methods

Study aim

Identify the study aims.
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Type of methodology

Describe the methodology that was used.

Data collection methods

Identify the methods used for data collection (e.g., self-
reports, assessment tools, surveys, interviews).

Analysis methods

Identify the methods of analysis (e.g., statistical
analyses, qualitative analytic techniques).

Program Characteristics

Name

Identify the full name and/or abbreviation.

Objective(s)

State the objectives of the program.

Duration and frequency

Identify the number and length of sessions, as well as
the frequency of sessions.

Mode of delivery Identify the mode of delivery (e.g., online, in-person).

Start date Provide the specific start date of the program (month,
year).

End date Provide the specific end date of the program (month,
year).

Activities Identify the activities that were provided in the
programs (e.g., weekly meetings, educational
workshops, training activities).

Developers Describe the people who developed the program (e.g.,
number of developers, background, qualifications, skill
level).

Facilitators Describe the people who facilitated the program (e.g.,

number of facilitators, background, qualifications,
education level).

Participants’ needs

Describe the needs of participants in their roles as a
sibling while participating in the program.

Participants’ goals

Describe the goals of participants in the program and
the progress towards achieving these goals.

Outcomes

Report on the outcomes of participants after
participating in the program (e.g., satisfaction with the
program, knowledge acquisition, skill development,
empowerment).

Evaluation

Describe the methods, instruments, and frequency of
evaluation assessments.

Sustainability

Describe how the program will be sustained.
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Study reference Provide the full reference for the study.
Other studies of interest Identify other studies of interest based on the reference
list.
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