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INTRODUCTION:  Turner  syndrome  (TS)  is  a chromosomal  condition  that  affects  development  in  females,
resulted  from  a complete  or  partial  absence  of  the  second  X chromosome  or  from  structural  anomalies
(mosaicism)  of one  X chromosome.  TS is  one  of  the  most  common  sex  chromosome  disorders  among
live-born  female  births.
CASE  PRESENTATION:  We  presented  with  a 63 y.o.  Female,  who  admitted  to  our  Hospital  with  a  chief
complaint  of  pain  when  urinating  and  frequent  haematuria.  She  has  a history  of  Turner  Syndrome  (45
XO).  Local  examination  in  the  lithotomy  position  revealed  labial  agglutination  involving  the labia  majora.
We  did  a Cystoscopy  to evaluate  the  bladder  and  urethra,  and  then  biopsied  the  tissues.  Vaginal  Recon-
struction  was  performed  to repair  the  Labial  Synechiae.  The  biopsy  showed  that  this  histological  finding
is consistent  with  Follicular  Cystitis  that could  cause  by  chronic  UTIs.
DISCUSSION:  Labial  Synechiae  (LS),  or Labial  agglutination  is a disorder  of the  female  genitalia  character-
ized  by  thin,  membranous  adherence  of  the  labia.  LS  usually  noted  in  female  with  numerous  UTIs  and

vaginal  infections.  Goel  et al confirmed  that LS  is  not  a congenital  disorder.  In  a  retrospective  study,  they
found  out  that LS  is  probably  caused  by  multiple  numerous  UTIs  that  may  cause  a  membrane  to  formed
around  the  labia.  The  negligence  and  chronicity  of  this  condition  may  have  thickened  the  synechiae,
making  it  persist  for  a  long  time,  and  can  actually  cause  a symptom  to appear.
CONCLUSION:  There  is  no literature  to suggest  any  link  between  TS and  LS  directly.

©  2020  The  Authors.  Published  by  Elsevier  Ltd  on  behalf  of  IJS Publishing  Group  Ltd.  This is  an  open
 artic
access

. Introduction

Turner syndrome (TS) is a chromosomal condition that affects
evelopment in females. It is caused by the haplo-insufficiency
f some or all genes on the X chromosomes. This status results
rom a complete or partial absence of the second X chromosome
r from structural anomalies (mosaicism) of one X chromosome
1,2]. TS is one of the most common sex chromosome disorders
nd occurs in approximately 1/2500 live-born female births. The
ost characteristic clinical features of TS are short stature and

onadal dysgenesis, but many organ systems and tissues such
s cardiovascular, endocrine, gastrointestinal, renal, neurological,
sychiatric, dermatologic, and orthopedic and muscular systems
re also affected. Most girls and women with Turner syndrome

ave normal intelligence. Developmental delays, nonverbal learn-

ng disabilities, and behavioral problems are possible, although
hese characteristics vary among affected individuals [2]. A small
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percentage of females with Turner syndrome retain normal ovarian
function through young adulthood, and most women  essentially
have normal external and internal vagina. Girls with Turner syn-
drome may  have some malformation of the kidneys [3]. Although
these abnormalities generally don’t cause medical problems, they
may  increase the risk of high blood pressure and recurrent urinary
tract infections. Multiple recurrent infections could cause a chronic
inflammation. Synechiae is probably the result of vulvovaginitis or
chronic dampness resulting from urinary incontinence [4,5]. Few
layers of epithelial cells may  denudate from the labia minora and
apposition of the eroded areas can result in labial synechiae for-
mation [6]. The relative hypoestrogenic state has been postulated
to be the cause behind its prevalence in childhood and in elderly
women [5–7].

Labial synechiae (LS), also referred to as labial adhesion or labial
agglutination, is a disorder of the female genitalia characterized by
thin, membranous adherence of the labia [6,8]. Typically, the fusion
originates from the posterior fourchette and advances toward the
clitoris. Complete labial fusion may  conceal the vaginal introitus

completely. Partial labial fusion is also possible and may  occur near
the posterior fourchette [6]. Labial adhesions can form, leading to
urinary problems, and fissures and skin splitting often lead to sexual
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Fig. 1. Findings during Vaginal Reconstruction Surgery of patient with Labial Synechiae, with a history of Turner Syndrome. (A) The outer appearance of patient’s vagina
before reconstruction was made. (B) Vaginal Canal was  identified and the fused labia were excised. (C) Urethral External Orifice was identified, followed by insertion of 22
Fr  Catheter.
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ig. 2. Histopathological analysis of the patient’s bladder biopsy. (A) Specimen co
ells.  (B) Lamina Propria swells with sudden and chronic inflammatory cells, with
essels appear congested.

ifficulties and superficial dyspareunia. LS often remains under-
iagnosed, usually because the patient shies away from medical
ttention, but also as the condition may  not be readily identified by
eneral physicians or endocrinologists [1]. Genital skin, including
kin over the mons pubis and perineum is often involved, giving

 typical figure of eight or hourglass pattern. Skin changes occur
nly externally and the vagina is not affected. When LS remains
ntreated, labia minora gradually atrophy, labia majora become
at, adhesions or strictures can form at the introitus or around the
repuce, leading to a hooded clitoris [1,6]. In this Case Report, our
ork has been reported in line with SCARE Criteria [9].

. Case report

A 63 y.o. Female, admitted to our Hospital with a chief com-
laint of pain when urinating. There were no symptoms of urinary
bstruction, or post micturition dribbling of urine. But, she has com-
laints about traces of blood appearing in her urine in multiple
ccasions (frequent hematuria). She has a long history of recurrent

rinary Tract Infection (UTI) since she was a girl. Her medical his-

ory revealed that the patient had been diagnosed with a genetic
bnormality called Turner Syndrome (45 XO). On physical exami-
ation, she has a short stature and a low hairline at the back of her
of polypoid mucosal tissue. The surface is coated with partially-eroded urothelial
 lymphoid follicles containing Germinal Center. Von Brunn nests were identified.

neck. According to the patient, aside from recurrent and multiple
UTIs, she never had any major complaint about her genitourinary
tract, as well as any other abnormalities.

Further examination of her genitals revealed a labial
synechiae/agglutination involving the labia majora. No signs
of any inflammation or infection on the external area. Genitouri-
nary Ultrasound also revealed no abnormal findings. We  then
decided to perform a Cystoscopy and biopsy the bladder wall to
obtain more data.

3. Operation report

The Operation was  performed under Spinal Anesthesia. Exter-
nally, the vagina looks abnormal, with two labia majora fused
(Fig. 1-A). We  start by excising the fused labia (B), exposing access
into patient’s urethra, and then Cystoscopy was performed. We
found a hyperemic bladder throughout the bladder wall and then
we did a biopsy. After that, we did a vaginal reconstruction repair
to fix the fused labia and urethral catheter was  inserted (C).
The biopsy result came back a week after surgery. The vesi-
cal wall biopsy consists of polypoid-shape mucosal tissue, with
some urothelial epithelium that looks eroded. Lamina Propria was
filled with acute inflammation cells, with some germinal center
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ithin the lymphoid follicle. Von Brunn nests were identified. The
essels around looked congested. This histological finding is con-
istent with Follicular Cystitis that could caused by chronic UTIs.
he biopsy tissues are shown in Fig. 2(A & B).

. Discussion

Turner Syndrome (TS) is one of the most common chromosomal
isorders in humans, especially female. It is caused by complete
eletion of X chromosome, or mosaicism of the short arm of the X
hromosome. TS is commonly diagnosed at birth or childhood due
o some apparent anomalies. However, some will get to be diag-
osed later due to delayed puberty and amenorrhea [1,2]. Labial
ynechiae (LS), or Labial agglutination is a disorder of the female
enitalia characterized by thin, membranous adherence of the labia
6,8]. LS usually noted in female with numerous UTIs and vaginal
nfections. Goel et al. confirmed that LS is not a congenital disor-
er. In a retrospective studies, they found out that LS is probably
aused by multiple numerous UTIs that may  cause a membrane to
ormed around the labia [6]. The negligence and chronicity of this
ondition may  have thickens the synechiae, making it persist for

 long time, and can actually cause a symptom to appear [4–7].
here are no literatures to suggest any link between TS and LS
irectly. In many studies, patients with TS who has reached adult-
ood, usually has normal renal function and presented as normal

ab result [1]. There was no relationship with whether any accom-
anying renal malformation was present. Abnormality found in

nternal genitalia and the urinary system is not associated with LS
1,2,6].

In this report, based on the findings from patient’s vesical biopsy,
e thought that patient’s history of recurrent numerous UTIs con-

ribute greatly in developing her LS condition. Patient’s diagnosis
f LS was found at adulthood, since the patient herself rarely seeks
ny medical attention, making this a delayed diagnosis to establish.

We believe that all TS patients especially with urinary problems
hould require a continuous follow-up, with special attention and
pecific education related to this rare genetic condition to ensure
heir quality of life and well being, especially for patients who shy
way from any medical help [1,2]. Research and studies should be
ontinued on urinary and renal problems in TS patients, since they
re relatively limited right now [2].
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