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1. Background

1.1 Definition and classification of female genital mutilation/cuttingl

Female genital mutilation/cutting (FGM/C) is a traditional practice that involves the
partial or total removal or other injury to the female genital organs for cultural or other
non-therapeutic reasons (WHO, 2008). The current classification describes four types of
FGM/C: Type 1, clitoridectomy involves partial or total removal of the clitoris and/or the
prepuce. Type 2, excision, involves partial or total removal of the clitoris and the labia
minora, with or without excision of the labia majora. Type 3, infibulation, involves
narrowing of the vaginal orifice with creation of a covering seal by cutting and
appositioning the labia minora and/or the labia majora, with or without excision of the
clitoris. Infibulation is considered the most invasive type of FGM/C. Defibulation, opening
of the covering seal, is often necessary prior to childbirth. Reinfibulation refers to the
recreation of an infibulation after defibulation. Type 4, other, involves all other harmful
procedures to the female genitalia for non-medical purposes, for example: pricking,
piercing, incising, scraping and cauterizing (WHO, 1997).

1.2 Prevalence of FGM/C

FGM/C is practised in more than 28 countries in Africa, usually on girls under the age
of 15 years, and in some countries in the Middle East and Asia. FGM/C is also practised
by immigrant communities in a number of other countries, including Australia, Canada,
France, New Zealand, Norway, Sweden, Switzerland, the United Kingdom, and the
United States (HRP, 2006).

Recent figures for African countries show a prevalence of FGM/C of more than 70
percent in Burkina Faso, Djibouti, Egypt, Eritrea, Ethiopia, Guinea, Mali, Mauritania,
Northern Sudan, and Somalia (Yoder & Kahn, 2008). However, there is great variation in
prevalence between and within countries, reflecting ethnicity and tradition. Therefore,
UNICEF (2005) has proposed that countries be categorized in three groups according to
FGM/C prevalence rates: Group 1, 80 percent or higher prevalence, e.g. Ethiopia and
Somalia, Group 2 25-79 percent, e.g. Senegal and Kenya, and Group 3 1-24 percent,
e.g. Nigeria (Table 1).

1 We adopt the official terminology used by UNICEF and UNFPA ‘female genital mutilation/cutting’
(FGM/C) throughout this protocol. When referring to published studies we adopt the terminology
used by the authors.



Table 1: Prevalence of FGM/C between and within selected countries

Country Total 2 lowest 2 2 highest 2 Group
prevalence *

Burkina Faso 76.6 41.5 86.9 1
Egypt 97.0 - - 1
Ethiopia 79.9 0.8 100 1
Kenya 32.2 0.7 96.3 2
Mali 91.6 53.1 98.0 1
Nigeria 19.0 0.5 52.9 3
Senegal 28.2 1.6 78.2 2
Somalia® 88.0 3 - - 1

Legend: 1= data from UNICEF (2005). 2= "2 lowest" refers to the two ethnic groups in the country
with the lowest FGM/C prevalence; "2 highest" refers to the two ethnic groups in the country with
the highest FGM/C prevalence. 3= data from Yoder & Kahn (2008).

1.3 Reasons for the practice of FGM/C

The practice of FGM/C is rooted in religious, personal and societal beliefs within a
frame of psycho-sexual and social reasons such as control of women’s sexuality and
family honour, which is enforced by community mechanisms (WHO, 1999). While
reasons for the practice vary across cultural groups, social reasons may include FGM/C
as an initiation act for girls into womanhood, as an act of social integration and for the
maintenance of social cohesion. Socio-economic reasons include beliefs that FGM/C is a
prerequisite for marriage or an economic necessity in cases where women are largely
dependent on men. Religious reasons rest on the belief that it is a religious requirement.
Hygienic and aesthetic reasons for FGM/C include beliefs that the female genitalia are
dirty and unsightly, and health reasons include beliefs that FGM/C enhances fertility and
child survival. FGM/C may also be an important source of income for circumcisers
(UNFPA, 2007).

1.4 Consequences of FGM/C
1.4.1 Physical consequences

Girls exposed to FGM/C are at risk of immediate physical consequences, such as
severe pain, bleeding, and shock, difficulty in passing urine and faeces, and infections.
Long term consequences can include chronic pain and infections (WHO, 2008). In
general, the consequences are similar for FGM/C Type I, Il, and Ill, but they tend to be
more severe and more prevalent the more extensive the procedure (WHO, 2008).

A systematic review of the health complications of FGM/C (WHO, 2000) identified a
range of obstetrical problems, the most common being prolonged labour and/or
obstruction, episiotomies and perineal tears, post partum haemorrhage, and maternal
and foetal death. A recent study investigating 28,393 women attending 28 obstetric



centres in several African countries (Banks et al, 2006) concluded that women with
FGM/C are significantly more likely than those without to have adverse obstetric
outcomes such as a caesarean, postpartum blood loss =500 mL, extended maternal
hospital stay, birth weight <2500 g, infant resuscitation, and inpatient perinatal death.
The authors also concluded that the risks seemed to be greater with more extensive
FGM/C.

1.4.2 Psychological consequences

For many girls and women, undergoing FGM/C is a traumatic experience that leaves a
lasting psychological mark and may adversely affect their mental health. In fact, several
psychological and psychosomatic disorders such as disordered eating and sleeping habits
have been attributed to FGM/C (HRP, 2006). There are also reports of posttraumatic
stress disorder, anxiety, and depression associated with FGM/C (WHO, 2008).

1.4.3 Social consequences

FGM/C is a deeply entrenched social convention among some ethnic groups and as
such carries consequences both when it is and when it is not practised. When girls and
families conform to the practice they acquire social status and respect. For girls,
undergoing FGM/C promotes honour and her full acceptance in the community, as well
as imparts a sense of pride and of coming of age (UNICEF, 2005). In some societies, the
link between FGM/C and value is explicit: girls who undergo FGM/C often receive
rewards in the form of celebrations and gifts, and the bride price for a girl who has been
cut is much higher than that for one who has not (Wheeler, 2003). For families, fulfilling
the cultural expectation that girls should be cut assigns status and community
membership. Conversely, failure to conform leads to difficulty in finding a husband for
the girl, shame, stigmatization, as well as loss of social status, honour and protection,
resulting in the family’s social exclusion in the community (UNICEF, 2005).

1.4.4 Sexual consequences

Sexual consequences of FGM/C were summarized in a non-systematic literature review
(Obermayer, 2005), which concluded that the available evidence does not support the
notion that FGM/C automatically precludes sexual activity or the enjoyment of sexual
relations. However, adverse sexual consequences of FGM/C, such as loss of libido and
dyspareunia have been documented (Elnashar & Abdelhady, 2007), and a soon-to-be-
published systematic review by the authors of the proposed project will detail this
relationship further.

1.5 Interventions to reduce the prevalence of FGM/C

Efforts to abandon the practice of FGM/C in Africa have used several different
approaches which, in turn, have had implication for interventions. These approaches
include those based on human rights frameworks, legal mechanisms, health risks,
alternative rites, positive deviance, training health workers as change agents, training
and converting circumcisers, and the use of comprehensive social development
processes. Interventions based on these approaches have targeted stakeholders at
individual, interpersonal, community and national levels (Muteshi & Sass, 2005).



In 2007, the Population Reference Bureau (PRB) published their results of an extensive
survey of current intervention projects taking place in African countries (Feldman-Jacobs
& Ryniak, 2007). In total, PRB identified 92 projects, 27 of which were evaluated, mostly
by observational designs. Only four of the 27 evaluated projects (15%) used a controlled
before-and-after design, and about a dozen of the evaluations used cross-sectional or
pre-post intervention questionnaires or interviews without a comparison group. While
contributing great understanding about the range of interventions initiated to curb the
prevalence of FGM/C, the overview did not reach any conclusions about the effectiveness
of interventions.

More recently, the authors of the proposed project specifically examined the
effectiveness of interventions to reduce the prevalence of FGM/C in a systematic review
(Denison et al, 2009). Through our literature search of February 2009 we identified a
total of seven controlled studies, six of which could be obtained in full text. All six studies
were controlled before-and-after studies carried out in African countries. In contrast to
the PRB overview (Feldman-Jacobs & Ryniak, 2007), we included only controlled studies,
i.e. studies with reference to a non-intervention comparison group, and we concluded
that while the evidence base is insufficient to draw definite conclusions, there are
possible advantageous developments as a result of interventions. Notably, the review
highlighted the uncertainties regarding relevance of the interventions (e.g. regarding
objectives, intervention targets, activities). That is, since it was not a focus of the
systematic review, we were unable to provide any assessment of the degree to which
the interventions were appropriate responses to the populations’ needs with respect to
FGM/C, including the degree to which factors that contribute to the perpetuation of the
practice were taken into account in the interventions. It is apparent that the degree of
relevance of the intervention exerts a considerable influence on an intervention’s
effectiveness in reaching its designated goals, and may to a large extent help explain
variation in behavioral and other outcomes among members of groups.

In sum, two recent publications have examined aspects of interventions designed to
reduce the prevalence of FGM/C. However, the effectiveness of interventions in the
context of relevance has yet to be explored.

1.6 Contextual factors related to the continuance or discontinuance of FGM/C

FGM/C is a long-standing tradition that has become inseparable from ethnic and social
identity among many groups (UNICEF, 2005). Disaggregation of data from the
Demographic and Health Surveys (DHS)? shows that the practice of FGM/C varies by
demographic variables such as age, urban-rural residence, and region or province, and
also by variables such as education, ethnicity and religion (Yoder et al, 2004). Further
analysis of DHS data by UNICEF suggests that educational attainment, a woman’s own
circumcision status and ethnicity have the greatest influence in explaining support or
opposition to the practice (UNICEF, 2005). Thus, programmes designed to reduce the
prevalence of FGM/C should be country specific and adapted to reflect regional, ethnic
and socio-economic variances while also taking into account the diverse reasons why
FGM/C is practised among a given ethnic or cultural group (UNICEF, 2005).

2 MEASURE DHS+, ORC Macro, Calverton, Maryland, USA. http://www.measuredhs.com/




2. Objectives

In line with the goals of 3ie and The Campbell Collaboration we aim to review 1) the
empirical research on the effectiveness of interventions to reduce the prevalence of
FGM/C in African countries, and 2) the empirical research on contextual factors that may
help explain the effectiveness, or lack thereof, of such interventions. Specifically, the
proposed review will answer the following research questions:

1. What is the effectiveness of interventions designed to reduce the prevalence of
FGM/C compared to no or other active intervention?

2. How do factors related to the continuance and discontinuance of FGM/C help
explain the effectiveness of interventions designed to reduce the prevalence of
FGM/C?

The review will summarize data relating to 1) key intervention program features, main
outcomes, and estimates of intervention effectiveness and 2) factors related to the
continuance and discontinuance of FGM/C, such as demographic factors, the frequency
and strength of various stakeholders' cognitions and behaviours related to FGM/C, and
stakeholders' lived understanding of the persistence of the practice. Studies conducted in
countries where controlled intervention studies have been carried out will be included,
e.g. Burkina Faso (Ouoba et al, 2004), Egypt (Mounir et al, 2003), Ethiopia (Chege et al,
2004), Kenya (Chege et al, 2004), Mali (Diop et al, 1999), Nigeria (Babalola et al 2006),
and Senega (Diop et al, 2004).

This will allow us to analyse not only effectiveness of interventions but also their
relevance, i.e. the extent to which intervention programs have heeded and built upon
factors related to the continuance and discontinuance of FGM/C, the extent to which
interventions have been provided to the most appropriate stakeholder groups, and which
forces have been overlooked as critical program elements.

3. Review team

Rigmor (“Rimo”) C Berg, Ph.D, adjunct assistant professor, is a researcher at the
Norwegian Knowledge Centre for the Health Services. She has been the principal
investigator on several projects related to sexual health, primarily HIV prevention among
sexual minorities, during the past seven years. Rimo has also collaborated on related
projects. For the past few years, she has conducted several systematic reviews, both as
project leader and as collaborating reviewer. All systematic reviews that she has been
involved in have covered some health aspect and several of them a sexual health topic.
For example, she recently secured a grant from the European Centre for Disease
Prevention and Control to write a systematic review on te effectiveness of HIV/STI
prevention interventions for men who have sex with men. She is the author and co-
author of several systematic reviews on FGM/C, one of which was recently completed
and three that are ongoing.

Eva Denison, Ph.D, associate professor, is a researcher at the Norwegian Knowledge
Centre for the Health Services. She has several years of primary research experience in
behavioural medicine, including assessment of risk factors for persistent pain and



disability, and development and evaluation of comprehensive interventions for secondary
and tertiary prevention of persistent pain and disability. She is the project leader for
several systematic reviews on FGM/C, one of which was recently completed and three
that are ongoing.

Simon Lewin, Ph.D, is a researcher at the Norwegian Knowledge Centre for the
Health Services and editor for the Cochrane Effective Practice and Organization of Care
Review Group and the Cochrane Consumers and Communication Review Group. He has
contributed to several published reviews and also has experience in conducting
syntheses of qualitative studies.

Jan Odgaard-Jensen, M.Sc, is a Statistician/Senior Advisor at the Norwegian
Knowledge Centre for the Health Services. Jan is also a Statistics Advisor/Editor with two
Cochrane Review Groups: Methodology, and EPOC Norwegian Satellite. Jan has worked
as a statistician on a number of Systematic Reviews within healthcare. He has also
experience in conducting and analysing data from primary research (clinical Phase 111
trials and effect studies). Jan has a broad theoretical background and training in
mathematical statistics, making him qualified to perform a wide variety of statistical
analyses, including meta-analysis, meta-regression, time series analysis, and survival
analysis.

The team recently completed a systematic review on the effectiveness of interventions to
reduce the prevalence of FGM/C (Denison et al, 2009).

4. Methods

Overall, we will conduct the review according to the guidelines in the Cochrane
Handbook for Systematic Reviews of Interventions (Higgins & Green, 2009) and
guidelines for systematic reviews in the social sciences (Petticrew & Roberts, 2006).
Answering research question 2 will involve synthesizing quantitative and qualitative
evidence and we will follow guidance by Pope et al (2007). Briefly, we will proceed with
the review in the following manner: search for empirical studies, screen studies, extract
data, summarize data, perform analyses, and write up results.

4.1 Criteria for inclusion and exclusion in the review

4.1.1 Review question 1: What is the effectiveness of interventions designed to reduce
the prevalence of FGM/C compared to no or any other intervention?

Eligible for inclusion:

Population: Girls and/or young women at risk of FGM/C; Members of communities
practicing FGM/C such as women, men, traditional circumcisers, religious leaders,
educators, community elders, youth, government officials, health workers.

Intervention: Any intervention intended to prevent, or reduce the prevalence of,
FGM/C including: Legislation against FGM/C; Education about health risks
associated with FGM/C; Training health workers as change agents; Training and
converting circumcisers; Alternative rites; Positive deviance; Comprehensive
social development.

Comparison: No FGM/C intervention, wait list, or other active FGM/C intervention.



Primary outcomes: Rates of FGM/C; Behaviours related to FGM/C, such as
encouraging others not to cut their daughters.

Secondary outcomes: Intentions regarding FGM/C; Attitudes towards FGM/C;
Beliefs related to FGM/C; Knowledge of adverse effects of FGM/C; Awareness of
rights.

Study designs: Randomized controlled trials, quasirandomized trials, controlled
before-and-after studies, and interrupted time series designs.

Languages: Publications in all languages will be included and publications in
languages not mastered by the review team will be translated into English when
considered to meet inclusion criteria.

4.1.2 Review question 2: How do factors related to the continuance and discontinuance
of FGM/C help explain the effectiveness of interventions designed to reduce the
prevalence of FGM/C?

Eligible for inclusion:

Population: Members of communities practicing FGM/C such as women, men,
traditional circumcisers, religious leaders, educators, community elders, youth,
government officials, health workers.

Interest: Factors related to the continuance and discontinuance of FGM/C, such as
demographic factors, the frequency and strength of various stakeholders’
cognitions related to FGM/C, and stakeholders' lived understanding of the
practice.

Context: African countries where controlled studies of interventions to reduce the
prevalence of FGM/C have been carried out, including Burkina Faso, Egypt,
Ethiopia, Kenya, Mali, Nigeria, and Senegal.

Study designs: Any type of cross-sectional study design reporting quantitative
data. Qualitatively-based studies must have used either individual interviews or
focus group interviews to collect data about FGM/C and used qualitative data
analysis methods, such as thematic analysis, to be eligible for inclusion.® Mixed-
methods studies that incorporate both quantitative and qualitative components
where the research design matches the nominated study designs will be included.
Both the quantitative and the qualitative component of the study will be subjected
to the same inclusion criteria as the mono- methods studies and the study will
only be included when the inclusion criteria are met.

Study quality: Study quality will be assessed by checklists appropriate to study
design, i.e. cross-sectional and qualitative. Qualitative studies of the highest level
of quality will be given priority in the analysis of qualitative studies, and studies
with weak methodological quality (as determined by quality assessment) will
contribute less to our conclusions. Studies that do not meet any quality criteria at
all will be excluded.

3 We define qualitative evidence as "papers had to report results of qualitative (i.e. text-based and
interpretive) analysis based on qualitative methods of data collection” (ref Smith 2006, Lancet

p826).



Languages: Publications in all languages will be included and publications in
languages not mastered by the review team will be translated into English when
considered to meet inclusion criteria.

4.1.3 Examples of studies to be included in the review

Research question 1: Diop et al (2004). This controlled before-and-after study
evaluated effects on self-reported prevalence (by mothers), intentions, attitudes, and
knowledge related to FGM/C following a community empowerment program in the Kolda
region of Senegal. The results showed a decrease in the proportion of women who
reported having had a 0-10 year old daughter cut, an increase in the proportion of
women who regretted having had their daughter cut, and an increase in the proportion
of women who had knowledge of consequences of FGM/C.

Research question 2: Briggs (2002). This quantitative cross-sectional study
investigated ‘males’ and ‘females’ viewpoints on female circumcision in Rivers state,
Nigeria. The results showed, among other things, that 84 percent of males and 64
percent of females believed that female circumcision is compulsory in the study area.
While 45 percent of males believed that female circumcision reduces female sexuality,
only 3 percent of females thought so.

Ericksen (1995). This qualitative study investigated Egyptian women’s experiences of
female circumcision and the rationale put forth in support of the practice. The findings
showed three broad categories of responses as to why the practice was perceived as
necessary: inhibition of organ growth, female modesty, and the control of female
sexuality and its benefits for husbands.

4.1.4 Examples of studies to be excluded from the review

Research question 1: Asekun-Olarinmoye & Amusan (2008). This observational
pretest-posttest study evaluated a health education intervention in Shao community,
Nigeria. The aim was to assess the impact of the intervention on attitudes to FGM/C. The
results showed that there was a statistically significant increase in the proportion of
participants who had no intention to circumcise future female children. The study will be
excluded because it is not a controlled study, i.e. there is no comparison group.

Research question 2 Ekenze (2007). This quantitative cross-sectional study aimed to
investigate the genital lesions complicating childhood female genital cutting and the
underlying factors that sustain the practice among the Igbo people in south-east Nigeria.
Reasons for continuation of female genital cutting were listed, and included upholding
tradition, preserving virginity, preventing promiscuity, maintaining marital fidelity and
preventing transmission of sexual diseases. However, the authors dd not report the
proportion of participants who reported various reasons and there was no form of
quantitative description of reasons for the continuation of FGM/C. Thus, this study will be
excluded because it does not report empirical quantitative data on reasons for FGM/C.

Bodunrin (1999). This qualitatively-based study aimed to investigate local values and
belief systems regarding FGM/C among residents in Iwasi village in Ogun state, Nigeria.
In-depth interviews were conducted with 30 respondents. However, there is no mention
of whether the interviews were audiotaped, transcribed, or how they were analyzed.
Further, no qualitative findings referring to categories or themes were presented.
Therefore, given that the study fails to describe how the data were analyzed and does



not provide reliable empirical data regarding local values and belief systems, it will be
excluded.

4.1.5 Screening and selection of literature

Selection of primary studies will be based on the inclusion criteria described above. The
Reference Manager database containing the search results will be used to keep track of
references identified through the electronic database search (to be screened for
inclusion).

Screening of literature will proceed at two levels. For level 1 screening, two reviewers
(RB and ED) will independently perform an assessment of the identified records by
reading the title, and when available, abstract. The pre-developed inclusion questions for
level 1 are based on the inclusion criteria described in 4.1.1 and 4.1.2. They are listed in
Appendix 1. The reviewers answer each question "Yes" (=promote), or "Can't tell"
(=promote), or "No" (=exclude, do not promote). The reviewers then compare and
discuss their judgments. Differences in opinion at level 1 screening will be resolved by
promoting the record to level 2 screening. Records that unmistakably fail to meet the
inclusion criteria will be excluded, such as editorials and commentaries. Records not
excluded at level 1 are promoted to level 2 screening, and ordered in full text.

At level 2 screening, two reviewers (RB and ED) will independently evaluate the full text
of each record promoted from level 1 screening for inclusion. They will use a pre-
developed inclusion form (Appendix 1) based on the inclusion criteria described in 4.1.1
and 4.1.2. There will be a separate set of screening questions for records describing the
effect of interventions and records reporting on reasons for the perpetuation of FGM/C
(Appendix 1)). The reviewers answer each question "Yes" (=Include), "No" (=Exclude) or
"Can't tell" (=Discuss). The reviewers then compare and discuss their assessments.
Differences in assessment at level 2 screening will be discussed until consensus is
reached. If consensus can’t be reached, a third review member (SL or JOJ) will be asked
to resolve disagreements. The reference is included when the reviewers agree to score
"Yes" to all questions. The reference is excluded when the reviewers agree to score "No"
to any one question. If the reviewers score "Can't tell” to any one question, the inclusion
question will be resolved by re-reading of the text, discussion and consensus (or
resolved by a third person if consensus can’t be reached). The main reason for exclusion
at this stage will be recorded for each record, and a list of excluded records (with
reasons) will be created.

In the interest of time, the reviewers will not at any screening level be blinded to the
authors or other information about the record when assessing the studies. When there is
more than one record of the same study, we will include all records meeting the inclusion
criteria, but use the most relevant one as the main record. Once included, we will group
all included studies according to their methodological focus into thee main study types:
1) effectiveness studies, 2) quantitative views studies, 3) qualitative views studies.

4.2 Search strategy for identification of relevant studies

The primary method of study identification will be electronic searches. For the recently
completed systematic review of the effectiveness of interventions designed to prevent
the prevalence of FGM/C we searched systematically for relevant literature up to
February 2009 in 13 international databases: African Index Medicus, Anthropology Plus,
British Nursing Index and Archive, The Cochrane Library (CENTRAL, Cochrane Database
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of systematic Reviews, Database of Abstracts of Reviews of Effects), EMBASE, EPOC,
MEDLINE, PILOTS, POPLINE, PsychINFO, Social Services Abstracts, Sociological
Abstracts, and WHOLIS. Under the guidance of one reviewer (ED) a research librarian
performed the searches using a strategy incorporating subject headings (for example
MeSH terms in MEDLINE, see http://www.nlm.nih.gov/mesh/) and text words (in title
and abstract) relating to FGM/C and the four classifications thereof. No method filters
were applied as we were more concerned about sensitivity than specificity and prepared
to screen a large number of references. We did not restrict our searches by country or
language. The MEDLINE search strategy served as the model for the other database
searches using appropriate controlled vocabulary as applicable. Our search strategy for
MEDLINE is shown:

Database: Ovid MEDLINE(R) In-Process & Other Non-Indexed Citations and Ovid
MEDLINE(R) 1950 to Present

Date: 04.02.2009

Retrieved: 1100

. Circumcision, Female/

. ((female$ or wom#n or girl$1l) adj3 (mutilation$ or circumcis$ or cutting$)).tw.
. "fgm/ct.tw.

. ((removal$ or alteration$ or excision$) adj6 female genital$).tw.

. pharaonic circumcision$.tw.

. sunna.tw.

. (clitoridectom$ or clitorectom$).tw.

. (infibulat$ or reinfibulat$ or deinfibulat$).tw.

or/1-8

©CoOo~NOU~, WNBE

In total, we identified 3,666 unique records. Of these, 18 were considered relevant to
Research question 1 and 89 relevant to Research question 2.

The electronic search was updated in January and February 2010 to identify potential
new publications. We included databases for 'grey' literature (defined here as "reports
that are produced by all levels of government, academics, business and industry in print
and electronic formats but that are not controlled by commercial publishers” [Higgins &
Green 2009]): Demographic and Health Surveys , British Library for Development
Studies, IDEAS, JOLIS, Google Scholar, and Google. In addition to the electronic
database search, we will perform bibliographic back-referencing to identify new leads.
We will also supplement the electronic search with searches in databases of six
international organizations that are engaged in projects regarding FGM/C: Centre for
Development and Population Activities (CEDPA), Population Council, Population
Reference Bureau (PRB), The United Nations Children’s Fund (UNICEF), The United
Nations Population Fund, and The World Health Organization (WHO). Notably, Popline
contains ministerial reports on FGM/C. We will also ask for suggestions for literature we
may have missed from FGM/C experts, e. g. the research director of Population Council.
Forward citation tracking will be performed through the ISI Web of Knowledge in order
to identify further studies. Lastly, we will conduct a hand search of relevant journals.

4.3 Description of methods used in primary research

Research question I All six intervention studies that we identified for the recently
completed effectiveness review used a controlled before-and-after design. Four of the
interventions were community based and sampled participants for the studies in different
ways. Overall, the intervention was delivered in one area and a similar area served as
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the comparison site. Babalola (2006) selected villages at local government area level and
randomly selected participants in each village for data collection. Chege et al (2004)
randomly selected villages in an administrative area and then randomly selected
households in each village for data collection. Diop et al (2004) selected participating
villages based on ethnic and demographic criteria and then randomly selected
households in each village for data collection. Ouoba et al (2004) seems to have followed
the same procedure as Diop et al (2004), because the study was a replication of the
Diop study.

Two studies were individual-level studies. Diop et al (1998) recruited convenience
samples of health personnel participants in two districts, one district serving as the
experimental group and the other as the comparison group. Mounir et al (2003)
recruited female student participants from two different hostels at a university in Cairo.
Participants at one hostel served as the experimental group and the students in the
other hostel made up the comparison group.

Research question 2: Many of the quantitative studies report or use results from the
Demographic and Health Surveys (DHS) program. The surveys are carried out regularly
by MEASURE DHS+. The standard DHS surveys are nationally representative; they have
large sample sizes (between 5,000 and 30,000 households) and are carried out every
five years. The survey has a standardized female genital cutting module by which data
are collected on: prevalence of female genital cutting (FGC) among women age 15-49
and among their daughters, characteristics of FGC among women and daughters,
attitudes towards the practice and its continuation among women, and in some countries
also among men. The module contains 21 questions in a structured format. Data are
collected by trained interviewers.

One example of a DHS survey is the 1995 Egypt Demographic and Health Survey (EI-
Zatany et al, 1996), which reports beliefs about FGM/C broken down by demographic
factors, e.g. age, urban-rural residence, mother’s education. An example of a study that
uses DHS data is Freymeyer & Johnson (2007). The authors use data from the 1999
Nigeria DHS to explore attitudes toward female genital cutting in Nigeria, testing models
exploring whether attitudes are consistent with a view of female genital cutting as a
social convention associated with marriageability of women.

Other quantitative studies sample participants locally. An example of a local study is
Abou Shabana et al (2003) which collected a convenience sample of 1,000 women
visiting an Egyptian university hospital during one year. A structured interview form was
designed based on a literature review. Questions included demographic data and
participants’ perceptions about reproductive rights, including FGM/C. An example of a
local study reporting on adult and adolescent men is Odimegwu (1998). Data come from
a survey in Ebonyi State in Nigeria in which questionnaires, focus group interviews and
in-depth interviews were used. In dl, 762 adult men and 683 adolescent boys were
included in the analysis.

In the proposed review, the qualitatively-based studies must have collected data
through interviews and/or focus group interviews with eligible stakeholders in order to
be included. A study that meets this and our other inclusion criteria is Jaldesa et al
(2005). The researchers carried out in-depth interviews and focus group interviews
among Somali communities in Kenya, including women, men, religious leaders, political
leaders, popular opinion leaders, teachers and women’s group leaders. Themes covered
were FGM/C as a traditional practice, preservation of virginity and suppression of sexual
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desire, FGM/C as an Islamic requirement, and hygiene and aesthetics. An example of a
qualitatively-based study exploring the perceived impact of a community empowerment
program (Diop et al 2004) is given in Diop et al (2008). With respect to methods in this
study, purposive samples were selected in villages that participated in the community
empowerment program, targeting women who had participated in the program; women
who had not participated in the program; male, female and youth leaders; and others
who had been present during this period, such as health or education administrators.
Interviews were carried out by trained interviewers using interview guides prepared for
different stakeholder groups, e.g. women, village leaders and programme facilitators.

4.4 Criteria for determination of independent findings

Each of the studies that evaluate effects of interventions (Research question 1)
provides data on multiple outcomes, e.g. prevalence, behaviours, and attitudes. We have
specified primary and secondary outcomes (see 4.1.1). There are very few instances
where more than one of the primary outcomes are reported in the same study.

Several of the intervention studies apparently use cross-sectional samples for baseline
and post-intervention measurement and report whether a statistically significant change
has occurred from baseline to post-intervention. Next, change scores are used to assess
whether there are statistically significant differences between intervention and
comparison groups. Please refer to section 4.7 ‘Statistical procedures and conventions’,
where we describe our approach to statistical analysis of the reported data.

4.5 Details of study coding categories

4.5.1 Data extraction

Two authors (RB and ED) will independently extract data from the published sources
using a pre-designed data extraction form.

Data to be extracted from studies included for answering Research question 1:
publication identification details (author, year, and source), study design, study setting,
population, intervention details, comparisons, outcomes, follow-up details, attrition and
missing data details, outcome data (for dichotomous data: number of events, number of
persons in the groups, and p-values; for continuous data: means, standard deviations,
and p-values), and effect estimates.

Data to be extracted from studies included for answering Research question 2:
publication identification details (author, year, and source), study design, study setting,
population, quantitative or qualitative data related to the continuance and
discontinuance of FGM/C, i.e. demographic factors, the frequency and strength of
various stakeholders' cognitions and behaviours related to FGM/C, and stakeholders’
lived understanding of the practice. With respect to qualitative-based studies, the
reviewers will read the texts independently of each other and extract all text data related
to views about FGM/C in light of stakeholders' reasoning for its continuance and
discontinuance. Our extraction of data will be inclusive (Briggs et al 2007). We will copy
all findings in the form of sentences, phrases or text units appearing to deal with reasons
for FGM/C's continuance and discontinuance verbatim onto our pre-designed data
extraction form.

13



After independent extraction of data, the two reviewers will compare their forms, and
resolve any discrepancies by discussion and consulting the text.

4.5.2 Quality assessment

Two authors (RB and ED) will independently assess the quality of studies, using
appropriate checklists for included study designs (see below). Next, they will compare
and discuss their assessments. If consensus can’t be reached, a third person will be
asked to resolve disagreements.

Studies included for answering Research question 1 will be assessed by The McMaster
University, Effective Public Health Practice Project, Quality Assessment Tool for
Quantitative Studies (Thomas, nd) (Appendix 2). The tool includes the following
sections: A) selection bias, B) study design, C) confounders, D) blinding, E) data
collection methods, F) withdrawals and drop-outs, G) intervention integrity, and H)
analyses. Sections A — F are each given a rating of strong, moderate or weak according
to pre-specified criteria. Finally, a global rating of strong, moderate or weak is given,
according to the following criteria: strong (four strong ratings with no weak ratings);
moderate (less than four strong ratings and one weak rating); weak (two or more weak
ratings). A final decision of strong, moderate or weak methodological quality will be
agreed upon by the reviewers after discussing whether there was a discrepancy with
respect to the component (A — F) ratings. Component ratings and global rating will be
reported in table format.

Quantitative studies included for answering Research question 2 will be assessed
according to guidelines for evaluating prevalence studies (Boyle, 1998). The guidelines
cover sampling-, measurement-, and analysis issues which have been compiled into a
checklist comprising seven quality criteria by researchers at The Norwegian Knowledge
Centre for the Health Services (2009) (Appendix 33). A global rating of strong, moderate
or weak study quality is given according to the following: high quality (all/almost all
criteria are met, potential weaknesses cannot change the conclusion of the study);
moderate quality (some criteria are not met or not sufficiently described, potential
weaknesses may change conclusions); low quality (few criteria are met or sufficiently
described, the conclusion may be wrong); exclude (no criteria met). The reviewers will
agree on a final decision of high, moderate or low methodological quality (or exclude),
after discussing whether there was a discrepancy with respect to the seven criteria.

Qualitative studies included for answering Research question 2 will be assessed by a
tool designed by the Critical Appraisal Skills Programme (CASP, 2006). The tool
comprises 10 questions addressing the rigour, credibility, and relevance of qualitative
studies. Two questions are screening questions to determine whether it is worth
proceeding with the remaining questions. The remaining eight questions cover research
design, sampling, data collection, reflexivity (research partnership relations/recognition
of researcher bias), ethical issues, data analysis, findings, and value of the research. The
tool does not contain explicit guidance as how to judge the quality of studies. We will
apply the same procedure as for the assessment of prevalence studies.

4.6 Statistical procedures and conventions

For the synthesis of effectiveness evidence (Research question 1), the studies will be
grouped by intervention, and key intervention features, outcomes and effect estimates
will be described in tables. Synthesis of findings across all studies will include quality
assessment outcomes.
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With respect to statistical analyses, we will present dichotomous data for the outcomes
listed in the inclusion criteria in results tables when pre- and post scores for both
intervention and comparison groups are reported by study authors, allowing comparison.
We will estimate effects of interventions in two ways. First, we estimate effect by the
adjusted absolute risk difference (ARD) in which the pre-post change score (in
percentage points) in the comparison group will be subtracted from the pre-post change
score (in percentage points) in the intervention group. Whether ARD is deemed to be
large is a judgment whereby we also take baseline difference into account. Second, we
will estimate effect by the relative risk (RR) and 95 percent confidence interval (95%CI)
based on post-intervention data. The benefit of using this approach is that effect can be
estimated even though prognostic similarity at baseline cannot be assumed due to non-
randomization. Because none of the effect studies we have identified so far is
randomized we will need to use this approach. An obvious drawback is that some
element of judgment of baseline similarity will be present when conclusions are drawn
from the results. We will present continuous data with mean difference and 95%CI.
Whether data will be pooled in meta-analyses will depend on the heterogeneity of the
studies and the populations we have identified, whether prognostic similarity at baseline
can be assumed, and the results of statistical tests.

4.7 Treatment of quantitative and qualitative research (Research question 2)

The contribution of quantitative and qualitative data describing contextual factors will
pertain primarily to the understanding of heterogeneous results from the intervention
studies, and to help define interventions more precisely in relation to their contexts.

We will utilize an integrative evidence approach, whereby aquantitative evidence has
methodological dominance. Data extraction and analyses of quantitative and qualitative
evidence will largely be completed in separate streams (Figure 1, Appendix 4). Data
from cross-sectional survey studies (quantitative data) will be combined with data from
studies which examined various stakeholders' perspective of factors influencing the
continuance and discontinuance of FGM/C (qualitative 'views' studies). Our integrative
evidence approach is largely based on published examples and guidelines from the
Evidence for Policy and Practice Information and Co-ordinating Centre (EPPI) (e.g.,
Harden et al., 2004; Shepherd et al., 2006; Thomas & Harden, 2008). The synthesis will
be aggregative (Dixon-Woods et al., 2006) and focus on summarizing data by pooling
conceptually similar data from the quantitative studies and the qualitative studies. First,
we will analyze the two sets of evidence separately (each step is delineated below).
Results from the quantitative data set will be used as organizing principles for the
qualitative data analysis. Throughout the analysis we will place most weight on the
quantitative results, such that the qualitative results are subsumed under the
quantitative results and the qualitative results extend the results from the quantitative
analysis.

With respect to the quantitative studies, we will use a generic inverse variance
approach (Higgins, 2009) to synthesize the extracted quantitative data across studies.
Further, for each study and each group of stakeholders, we will review the units
extracted and categorize them according to our predefined categories, such as expressed
reasons for continuing FGM/C. We will then determine the frequencies of these
categories in order to create a ranked list of factors, ending up with one list for each
stakeholder group in each country/local region. Thus, we will be able to both synthesize
data across studies (settings) and describe local variation.
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With respect to the qualitative evidence, our analysis is thematic and draws on
published EPPI studies (e.g., Harden et al., 2004; Shepherd et al., 2006). Thematic
analysis involves identifying prominent or recurring themes in the literature and
summarizing the findings of the different studies under thematic headings (ref Dixon-
Woods, 2005). We will organize the findings from each study according to whether the
factors are continuance or discontinuance factors, for each stakeholder group separately.
Next, we will examine the findings of each study in turn and assign descriptive codes to
describe the findings. During the coding process, the reviewers will look for similarities
and differences between codes in order to start grouping them. Next, we will group
findings into thematic categories. This will be based on commonality of meaning as well
as frequency and strength of various stakeholders' cognitions about FGM/C, separately
for each stakeholder group. Consistent with thematic analysis, it involved taking
concepts from one study and recognizing the same concept in another study, though
they may not have been expressed using identical words. For this systematic review,
given quantitative evidence will be given methodological dominance, we will work by
using both a priori codes from the included quantitative studies to seek out evidence
from the qualitative findings, as well as allowing themes to emerge from the qualitative
findings. Text units appearing to deal with related content will be identified and sorted
into categories, to which we assign thematic headings, such as ‘reduced sexual interest’
and ‘affirming community membership’. We will do this separately for each stakeholder
group, thus developing broader concepts that captured similar themes from different
papers. The organization of findings into related areas will first be conducted individually
by two reviewers, who then discuss and agree on a set of categories. We will select a set
of quotations for each category that represents views that appear frequently, thereby
describing the stakeholders' understandings of the factors related to the continuance and
discontinuance of FGM/C.

In the last qualitative analysis step, having created categories that represent
descriptive themes of the findings, we will then combine categories to create synthesized
themes. This will involve reflecting on the thematic categories as a whole and looking for
similarities and differences among the categories. The two main reviewers will work
together and examine the themes and their corresponding codes in light of the review
question, inferring continuance and discontinuance factors from the views stakeholders
were expressing about FGM/C. Through discussion and reflection, the main authors will
come to a consensus on overall understanding and develop a comprehensive set of
analytic themes, across stakeholder groups, such as ‘sexual restraint’ and ‘community
allegiance’. For each analytic theme, we will select a set of quotations that capture the
essence of each theme.

Finally, in the last analysis step, once both the quantitative and qualitative sets of data
are analyzed, they will be integrated. The integration will involve creating a matrix
(table) in which we juxtapose the list of quantitative factors and thematic categories for
each stakeholder group. We will work from the quantitative results and seek out
evidence from the qualitative results, thus working "down" from pre-existing quantitative
understandings. We will generate a set of statements that represents the aggregation of
the underlying forces of the continuation and discontinuation of FGM/C from different
papers.
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5. Timeline

Dec | Jan | Feb [ Mar | Apr | May | Jun | Jul Aug | Sep | Oct

C2 title registration X

Search for X X
literature

Selection of X X
literature

Revision of protocol
draft (internal) X

Data extraction X X

Revision of protocol
draft (external) X X

Analysis and X X
summarisation

Write review X X

Peer review X X

Revision, X
publication and
dissemination

6. Plans for updating the review

The appropriate timing of an update will be discussed in the review team and also with
our appointed consultants, Dr Elise R Johansen at WHO and Dr lan Askew at the
Population Council, who have a good overview of evaluations of ongoing projects aiming
to reduce the prevalence of FGM/C. Update at 24 or 36 months will probably be a
relevant time frame.
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APPENDIX 1

INCLUSION FORM LEVEL 1 SCREENING
Questions for promoting / excluding records from title or abstract reading

Ref number: First author, year

Reviewer decision (after completing the form):
Promote O (All questions are answered "YES" or "Can't tell")
Exclude O (Some questions are answered "No")

Final decision (after discussion):
Promote O (All questions are answered "YES" or "Can't tell")
Exclude O (Some questions are answered "No")

1. Isit astudy pertaining to FGM/C?
Yes O No O Can't tell O

2. Are there reported data?
Yes O No O Can't tell O

3. Are the reported data either regarding effectiveness of an anti-FGM/C
intervention, or, continuance and discontinuance of FGM/C?
Yes O No O Can’t tell O

4. Are the study participants members of a community practising FGM/C?
Yes O No O Can’'t tell O
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INCLUSION FORM LEVEL 2 SCREENING
Questions for including / excluding records from full text reading

REVIEW 1: "EFFECTIVENESS OF INTERVENTIONS™

Ref number: First author, year

Reviewer decision (after completing the form):

Include O (All questions are answered "YES")
Discuss O (Some questions are answered “CAN’'T TELL”)
Exclude O (Some questions are "NO™)

Final decision (after discussion):
Include O (All questions are answered "Yes")
Exclude O (Some questions are answered "No™) - Reason /#:

1. Are there reported data from a primary study with at least two groups that
received a pretest and a posttest? Design = RCT, quasi-RCT, CBA study,
interrupted time series [Mixed methods studies that incorporate both quantitative and
qualitative components where the research design matches the nominated study designs
will be included, but only the quant component, which is subject to the same inclusion
criteria as the mono- methods studies]

Yes O No O Can’'t tell O

2. Are the participants females at risk of FGM/C or other members of a
community practising FGM/C?
Yes O No O Can’'t tell O

3. Isan intervention given that is intended to prevent or reduce the prevalence
of FGM/C? [including but not limited to: legislation, education, training, alternative
rites, positive deviance, social development]

Yes O No O Can't tell O

4. Is the intervention compared with no intervention, wait list, or (an)other
intervention?
Yes O No O Can't tell O

5. Is an index of the status of FGM/C an outcome? [Rates of FGM/C; Behaviours
related to FGM/C; Attitudes towards FGM/C; Beliefs related to FGM/C; Knowledge of
adverse consequences of FGM/C; Awareness of rights]

Yes O No O Can't tell O

Comments:
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INCLUSION FORM LEVEL 2 SCREENING
Questions for including / excluding records from full text reading

REVIEW 2: “FACTORS RELATED TO THE CONTINUANCE AND DISCONTINUANCE
OF FGM/C”

Ref number: First author, year

Reviewer decision (after completing the form):

Include O (All questions are answered "YES")

Discuss O (Some questions are answered “CAN'T TELL”)

Exclude O (Some questions are answered "NO™)

Final decision (after discussion):

Include O (All questions are answered "Yes")

Exclude O (Some questions are answered "No")> Reason /#:

1. Are there reported empirical data from a primary study? [X-sectional quant,
qual or mixed] [Mixed methods studies that incorporate both quantitative and
qualitative components where the research design matches the nominated study designs
will be included. Both the qualitative component and the quantitative component of the
study will be subject to the same inclusion criteria as the mono- methods studies]

Yes O No O Can't tell O

2. Are the data provided by participants who reside in a country from which we
have included an effectiveness study (review 1)?? [e.g., Burkina Faso, Egypt,
Ethiopia, Kenya, Mali, Nigeria or Senegal]

Yes O No O Can’'t tell O

3. Are the participants stakeholders in FGM/C? [including but not limited to:
females at risk of FGM/C, males from a community practicing FGM/C, traditional
circumcisers, religious or community leaders, educators, health workers, child- or social
welfare workers, legislators and govt. officials]

Yes O No O Can't tell O

4. Is part of the study focus factors related to the continuance or
discontinuance of FGM/C? [including but not limited to: knowledge, attitudes, beliefs,
perceptions, awareness, understandings, demographics]

Yes O No O Can’'t tell O

5. IF THE DATA ARE QUALITATIVE, did the researchers ascertain first hand
accounts about people’'s views about FGM/C by asking directly about FGM/C?
Yes O No O Can’t tell O

6. IF THE DATA ARE QUALITATIVE, were the data collected through interviews
or focus groups?
Yes O No O Can't tell O

7. IF THE DATA ARE QUALITATIVE, were the data analyzed in a qualitative way
[e.g. phenomenology, narrative, hermeneutics, thematic, etc]
Yes O No O Can't tell O

Comments:
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APPENDIX 2

MCMASTER QUALITY ASSESSMENT TOOL FOR QUANTITATIVE STUDIES
(THOMAS, N.D.)

A) SELECTION BIAS

(Q1) Are the individuals selected to participate in the study likely to be representative of

the target population?
1. Very likely

2. Somewhat likely

3. Not likely

4. Can't tell

(Q2) What percentage of selected individuals agreed to participate?
1. 80-100% agreement

2. 60-79% agreement

3. Less than 60% agreement

4. Not applicable

5. Can't tell

RATE THIS SECTION:
1. Strong

2. Moderate

3. Weak

See dictionary

B) STUDY DESIGN

Indicate the study design

1 Randomized controlled trial

2 Controlled clinical trial

3 Cohort analytic (two groups pre + post)

4 Case-control

5 Cohort (one group pre + post (before and after))
6 Interrupted time series

7 Other specify
8 Can’'t tell

Was the study described as randomized? If NO, go to Component C.
No Yes

If Yes, was the method of randomization described? (See dictionary)
No Yes

If Yes, was the method appropriate? (See dictionary)

No Yes

RATE THIS SECTION:
1. Strong

2. Moderate

3. Weak

See dictionary

C) CONFOUNDERS

(Q1) Were there important differences between groups prior to the intervention?
1 Yes

2 No

3 Can't tell

The following are examples of confounders:
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1 Race

2 Sex

3 Marital status/family

4 Age

5 Socio-economic status (SES) (income or class)
6 Education

7 Health status

8 Pre-intervention score on outcome measure

(Q2) If yes, indicate the percentage of relevant confounders that were controlled (either
in the design (e.g. stratification, matching) or analysis)?

180 — 100%

260 — 79%

3 Less than 60%

4 Can't Tell

RATE THIS SECTION:
1. Strong

2. Moderate

3. Weak

See dictionary

D) BLINDING

(Q1) Was (were) the outcome assessor(s) aware of the intervention or exposure status
of participants?

1 Yes

2 No

3 Can't tell

(Q2) Were the study participants aware of the research question?
1 Yes

2 No

3 Can't tell

RATE THIS SECTION:
1. Strong

2. Moderate

3. Weak

See dictionary

E) DATA COLLECTION METHODS

(Q1) Were data collection tools shown to be valid?
1 Yes

2 No

3 Can't tell

(Q2) Were data collection tools shown to be reliable?
1 Yes

2 No

3 Can't tell

RATE THIS SECTION:
1. Strong

2. Moderate

3. Weak

See dictionary
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F) WITHDRAWALS AND DROP-OUTS

(Q1) Were withdrawals and drop-outs reported in terms of numbers and/or reasons per
group?

1 Yes

2 No

3 Can't tell

(Q2) Indicate the percentage of participants completing the study. (If the percentage
differs by groups, record the lowest).

180 -100%

260 - 79%

3 less than 60%

4 Can't tell

RATE THIS SECTION:
1. Strong

2. Moderate

3. Weak

See dictionary

G) INTERVENTION INTEGRITY

(Q1) What percentage of participants received the allocated intervention or exposure of
interest?

1 80 -100%

260 - 79%

3 less than 60%

4 Can’t tell

(Q2) Was the consistency of the intervention measured?
1 Yes

2 No

3 Can't tell

(Q3) Is it likely that subjects received an unintended intervention (contamination or co-
intervention) that may influence the results?

1 Yes

2 No

3 Can’t tell

H) ANALYSES
(Q1) Indicate the unit of allocation (circle one)
community organization/institution practice/office individual

(Q2) Indicate the unit of analysis (circle one)
community organization/institution practice/office individual

(Q3) Are the statistical methods appropriate for the study design?
1 Yes

2 No

3 Can't tell

(Q4) Is the analysis performed by intervention allocation status (i.e. intention to treat)
rather than the actual intervention received?

1 Yes

2 No

3 Can't tell
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GLOBAL RATING

COMPONENT RATINGS

Please transcribe the information from the gray boxes on pages 1-4 onto this page.

Rate this section (see dictionary)

A SELECTION BIAS 1. Strong 2. Moderate 3. Weak
B STUDY DESIGN 1. Strong 2. Moderate 3. Weak
C CONFOUNDERS 1. Strong 2. Moderate 3. Weak
D BLINDING 1. Strong 2. Moderate 3. Weak
E DATA COLLECTION METHODS 1. Strong 2. Moderate 3. Weak
F WITHDRAWALS AND DROP-OUTS 1. Strong 2. Moderate 3. Weak

GLOBAL RATING FOR THIS PAPER (circle one):

1 STRONG (four STRONG ratings with no WEAK ratings)

2 MODERATE (less than four STRONG ratings and one WEAK rating)
3 WEAK (two or more WEAK ratings)

With both reviewers discussing the ratings:

Is there a discrepancy between the two reviewers with respect to the component (A-F)
ratings?

No Yes

If yes, indicate the reason for the discrepancy
1 Oversight

2 Differences in interpretation of criteria

3 Differences in interpretation of study

Final decision of both reviewers (circle one):
1 STRONG

2 MODERATE

3 WEAK

Quality Assessment Tool for Quantitative Studies Dictionary

The purpose of this dictionary is to describe items in the tool thereby assisting raters to
score study quality. Due to under-reporting or lack of clarity in the primary study, raters
will need to make judgments about the extent that bias may be present. When making
judgments about each component, raters should form their opinion based upon
information contained in the study rather than making inferences about what the authors
intended.

A) SELECTION BIAS

(Q1) Participants are more likely to be representative of the target population if they are
randomly selected from a comprehensive list of individuals in the target population
(score very likely). They may not be representative if they are referred from a source
(e.g. clinic) in a systematic manner (score somewhat likely) or self-referred (score not
likely).

(Q2) Refers to the percentage of subjects in the control and intervention groups that
agreed to participate in the study before they were assigned to intervention or control
groups.

B) STUDY DESIGN

In this section, raters assess the likelihood of bias due to the allocation process in an
experimental study. For observational studies, raters assess the extent that assessments
of exposure and outcome are likely to be independent. Generally, the type of design is a
good indicator of the extent of bias. In stronger designs, an equivalent control group is
present and the allocation process is such that the investigators are unable to predict the
sequence.
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Randomized Controlled Trial (RCT)

An experimental design where investigators randomly allocate eligible people to an
intervention or control group. A rater should describe a study as an RCT if the
randomization sequence allows each study participant to have the same chance of
receiving each intervention and the investigators could not predict which intervention
was next. If the investigators do not describe the allocation process and only use the
words ‘random’ or ‘randomly’, the study is described as a controlled clinical trial.

See below for more details.

Was the study described as randomized?
Score YES, if the authors used words such as random allocation, randomly assigned, and
random assignment. Score NO, if no mention of randomization is made.

Was the method of randomization described?

Score YES, if the authors describe any method used to generate a random allocation
sequence. Score NO, if the authors do not describe the allocation method or describe
methods of allocation such as alternation, case record numbers, dates of birth, day of
the week, and any allocation procedure that is entirely transparent before assignment,
such as an open list of random numbers of assignments. If NO is scored, then the study
is a controlled clinical trial.

Was the method appropriate?

Score YES, if the randomization sequence allowed each study participant to have the
same chance of receiving each intervention and the investigators could not predict which
intervention was next. Examples of appropriate approaches include assignment of
subjects by a central office unaware of subject characteristics, or sequentially numbered,
sealed, opaque envelopes. Score NO, if the randomization sequence is open to the
individuals responsible for recruiting and allocating participants or providing the
intervention, since those individuals can influence the allocation process, either
knowingly or unknowingly. If NO is scored, then the study is a controlled clinical trial.

Controlled Clinical Trial (CCT)

An experimental study design where the method of allocating study subjects to
intervention or control groups is open to individuals responsible for recruiting subjects or
providing the intervention. The method of allocation is transparent before assignment,
e.g. an open list of random numbers or allocation by date of birth, etc.

Cohort analytic (two group pre and post)

An observational study design where groups are assembled according to whether or not
exposure to the intervention has occurred. Exposure to the intervention is not under the
control of the investigators. Study groups might be non-equivalent or not comparable on
some feature that affects outcome.

Case control study

A retrospective study design where the investigators gather ‘cases’ of people who
already have the outcome of interest and ‘controls’ who do not. Both groups are then
questioned or their records examined about whether they received the intervention
exposure of interest.

Cohort (one group pre + post (before and after))
The same group is pretested, given an intervention, and tested immediately after the

intervention. The intervention group, by means of the pretest, act as their own control
group.

Interrupted time series
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A time series consists of multiple observations over time. Observations can be on the
same units (e.g. individuals over time) or on different but similar units (e.g. student

achievement scores for particular grade and school). Interrupted time series analysis
requires knowing the specific point in the series when an intervention occurred.

C) CONFOUNDERS

By definition, a confounder is a variable that is associated with the intervention or
exposure and causally related to the outcome of interest. Even in a robust study design,
groups may not be balanced with respect to important variables prior to the intervention.
The authors should indicate if confounders were controlled in the design (by stratification
or matching) or in the analysis. If the allocation to intervention and control groups is
randomized, the authors must report that the groups were balanced at baseline with
respect to confounders (either in the text or a table).

D) BLINDING

(Q1) Assessors should be described as blinded to which participants were in the control
and intervention groups. The purpose of blinding the outcome assessors (who might also
be the care providers) is to protect against detection bias.

(Q2) Study participants should not be aware of (i.e. blinded to) the research question.
The purpose of blinding the participants is to protect against reporting bias.

E) DATA COLLECTION METHODS

Tools for primary outcome measures must be described as reliable and valid. If ‘face’
validity or ‘content’ validity has been demonstrated, this is acceptable. Some sources
from which data may be collected are described below:

Self reported data includes data that is collected from participants in the study (e.g.
completing a questionnaire, survey, answering questions during an interview, etc.).
Assessment/Screening includes objective data that is retrieved by the researchers (e.g.
observations by investigators).

Medical Records/Vital Statistics refers to the types of formal records used for the
extraction of the data.

Reliability and validity can be reported in the study or in a separate study. For example,
some standard assessment tools have known reliability and validity.

F) WITHDRAWALS AND DROP-OUTS

Score YES if the authors describe BOTH the numbers and reasons for withdrawals and
drop-outs. Score NO if either the numbers or reasons for withdrawals and drop-outs are
not reported. The percentage of participants completing the study refers to the
percentage of subjects remaining in the study at the final data collection period in all
groups (i.e. control and intervention groups).

G) INTERVENTION INTEGRITY

The number of participants receiving the intended intervention should be noted (consider
both frequency and intensity). For example, the authors may have reported that at least
80 percent of the participants received the complete intervention. The authors should
describe a method of measuring if the intervention was provided to all participants the
same way. As well, the authors should indicate if subjects received an unintended
intervention that may have influenced the outcomes. For example, co-intervention
occurs when the study group receives an additional intervention (other than that
intended). In this case, it is possible that the effect of the intervention may be over-
estimated. Contamination refers to situations where the control group accidentally
receives the study intervention. This could result in an under-estimation of the impact of
the intervention.

H) ANALYSIS APPROPRIATE TO QUESTION
Was the quantitative analysis appropriate to the research question being asked?
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An intention-to-treat analysis is one in which all the participants in a trial are analyzed
according to the intervention to which they were allocated, whether they received it or
not. Intention-to-treat analyses are favored in assessments of effectiveness as they
mirror the noncompliance and treatment changes that are likely to occur when the
intervention is used in practice, and because of the risk of attrition bias when
participants are excluded from the analysis.

Component Ratings of Study:

For each of the six components A — F, use the following descriptions as a roadmap.

A) SELECTION BIAS

Strong: The selected individuals are very likely to be representative of the target
population (Q1 is 1) and there is greater than 80% participation (Q2 is 1).

Moderate: The selected individuals are at least somewhat likely to be representative of
the target population (Q1 is 1 or 2); and there is 60 - 79% participation (Q2 is 2).
‘Moderate’ may also be assigned if Q1 is 1 or 2 and Q2 is 5 (can’t tell).

Weak: The selected individuals are not likely to be representative of the target
population (Q1 is 3); or there is less than 60% participation (Q2 is 3) or selection is not
described (Q1 is 4); and the level of participation is not described (Q2 is 5).

B) DESIGN Strong: will be assigned to those articles that described RCTs and CCTs.
Moderate: will be assigned to those that described a cohort analytic study, a case control
study, a cohort design, or an interrupted time series.

Weak: will be assigned to those that used any other method or did not state the method
used.

C) CONFOUNDERS Strong: will be assigned to those articles that controlled for at least
80% of relevant confounders (Q1 is 2); or (Q2 is 1). Moderate: will be given to those
studies that controlled for 60 — 79% of relevant confounders (Q1 is 1) and (Q2 is 2).
Weak: will be assigned when less than 60% of relevant confounders were controlled (Q1
is 1) and (Q2 is 3) or control of confounders was not described (Q1 is 3) and (Q2 is 4).

D) BLINDING

Strong: The outcome assessor is not aware of the intervention status of participants (Q1
is 2); and the study participants are not aware of the research question (Q2 is 2).
Moderate: The outcome assessor is not aware of the intervention status of participants
(Q1 is 2); or the study participants are not aware of the research question (Q2 is 2); or
blinding is not described (Q1 is 3 and Q2 is 3).

Weak: The outcome assessor is aware of the intervention status of participants (Q1 is
1); and the study participants are aware of the research question (Q2 is 1).

E) DATA COLLECTION METHODS

Strong: The data collection tools have been shown to be valid (Q1 is 1); and the data
collection tools have been shown to be reliable (Q2 is 1).

Moderate: The data collection tools have been shown to be valid (Q1 is 1); and the data
collection tools have not been shown to be reliable (Q2 is 2) or reliability is not described
(Q2 is 3).

Weak: The data collection tools have not been shown to be valid (Q1 is 2) or both
reliability and validity are not described (Q1 is 3 and Q2 is 3).

F) WITHDRAWALS AND DROP-OUTS - a rating of: Strong: will be assigned when the
follow-up rate is 80% or greater (Q2 is 1). Moderate: will be assigned when the follow-
up rate is 60 — 79% (Q2 is 2) OR Q2 is 5 (N/A). Weak: will be assigned when a follow-up
rate is less than 60% (Q2 is 3) or if the withdrawals and drop-outs were not described

(Q2 is 4).
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APPENDIX 3

QUALITY ASSESSMENT OF CROSS SECTIONAL STUDIES

NOKC Checklist. Translated by R. Berg and E. Denison, Oct 2009

Ref.number:

First author, year:

Checklist for cross sectional studies™

Typically only used for answering questions regarding

Yes

Unclear

No

prevalence.

1. Was the population from which the sample
was drawn clearly defined?

Comments:

2. Was the sample representative of the
population?

Comments:

3. Is it explained whether (and how) the
participants who agreed to participate are
different from those who refused to
participate?

Comments:

4. Is the response rate adequate?

Comments:

5. Were standardized data collection methods
used?

Comments:

6. Were measures shown to be reliable and
valid?

Comments:

7. Were the statistical methods appropriate?

Comments:

Quality rating: High O

Moderate O

Low O

* "Hvordan vurdere en prevalensstudie”, Avdeling for kunnskapsstgtte, Shdir 2003
(Basert pa EBM Notebook, Guidelines for evaluating prevalence studies. May 1998, No 2

p 37-9).
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APPENDIX 4

Figurel: Mixed methods realist synthesis approach

Review Questions:
1. What is the effectiveness of interventions designed to reduce the prevalence of FGM/C compared to no or other active
intervention?

2. How do factors related to the continuance and discontinuance of FGM/C help explain the effectiveness of interventions
designed to reduce the prevalence of FGM/C?

Literature search:
One comprehensive search forempirical studies that address the topic of FGM/C (including studies that
evaluate the effectiveness ofintervention programs to reduce the prevalence of FGM/C, and
qualitative and quantitative studies about factors related to the continuance and discontinuance of FGM/C)

/ A

Screening 2: Screening 1:
Sorting of publications that are about factors related to the Sorting of publications that evaluate the effectiveness of
continuance and discontinuance of FGM/C. Subsequent intervention programs to reduce the prevalence of
application of inclusion criteria FGMY/C. Subsequent application of inclusion criteria
v \ 4
A 4
Synthesis 2: Synthesis 3:

Quantitative studies Qualitative studies Synthesis 1: Effectiveness studies
-Quality assessment -Quality assessment - Qualityassessment
-Extraction of quant. data -Extraction of qual. data - Description, in text a nd tables, of the
- Synthesis of quant. data -Synthesis of qual. data programs

- Extraction of effectestimates

Synthesis 4: Quant-Qual Integrative
Quantitative and qualitative data synthesis of factors
related to the continuance and discontinuance of
FGM/C

Synthesis 5: Realist synthesis model
Synthesis of results from synthesis 1 (the effectiveness of
interventions) and synthesis 4 (factors related to the continuance
and discontinuance of FGM/C)
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