Journal of Bangladesh College of Physicians and Surgeons
Vol. 38, No. 4, October 2020

Vesicouterine fistula — a rare delayed complication of

cesarean section
S AKTER?, K BEGUM?, ] SAHA®

Abstract:

A vesicouterine fistula is an abnormal pathway
between the urinary bladder and the uterus. It is a
rare urogynaecological fistula. In vesicouterine
fistula, clinical presentations are cyclic haematuria
(menouria), amenorrhoea, urinary continence which
mimics Youssef’s syndrome. This case presents, a
37 year old multiparous woman with vesicouterine
fistula which she developed 8 years after cesarean

Introduction:

Vesicouterine fistula is a rare form of urogynaecological
fistula when compared with vesicovaginal fistula. It
represents about 1-4% of all cases of
urogynaecological fistula'. About 83-93% of cases, it
is usually iatrogenic following cesarean section®3*.
Other causes of fistula may be due to following
induced abortion, obstructed labour, instrumental
delivery, vaginal birth after cesarean section,
placenta percreta, brachytherapy, migrated intra
uterine contraceptive devices’. Less frequent causes
are inflammatory bowel disease, endometriosis and
bladder tuberculosis®’. Vesicouterine fistula was first
reported in the literature in 1908 by knipe®. It was
described by Youssef in 1957 as a clinical syndrome
consisting of cyclic haematuria (menouria), amenorrhoea,
and complete urinary incontinence in a patient who
had lower segment cesarean section’. A suggested
classification of VUF, based on the routes of
menstrual flow proposed by Jozwik and Jozwik'®
in2000, divides vesicouterine fistula (VUF) into three
types. Type 1 is characterized by the triad of amenorrhoea
and menouria and the complete continence of urine
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section. Diagnosis was confirmed by cystoscopy and
fistula was repaired through trans abdominal
surgery. She regained normal vaginal menses 4
months after surgery.
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has been known as Youssef’s syndrome; Type ii is
associated with dual menstrual flow via both the
bladder and vagina and type iii is associated with
normal menses and lack of menouria'®. Usually,
immediate presentation occurs when there is direct
injury to the bladder during surgery. Patients can
have early hematuria and/or urinary leakage, voiding
difficulty, low-grade pyrexia, urinary sepsis or be
completely asymptomatic’. Delayed presentation can
occur when there is an infection or a progressive
devitalization of the posterior wall of the bladder!.
Patients with delayed presentation often have
symptoms of urinary leakage from the vagina if the
cervix is incompetent, cyclic hematuria (menouria),
amenorrhea, infertility or first trimester abortion'’.
Most of the cases present in delayed fashion, from
weeks to years after the inciting event 2. In such
cases diagnosis can be done by detection of urine
colour after dye passing through cervical external os
or by HSG or cystoscopy. Conservative treatment
may be approachable but surgery is the best option.
We report a case of successful surgical repair of VUF
which was developed after many years of cesarcan
section.

Case report:

Mrs “X”, 37 year old multipara came to our clinic
with complaints of passage of bloody urine during
menstruation for 2 episodes following 3 months of
amenorrhoea. She had H/O repeat cesarean section 8
years back. There was no post operative complication
after surgery. She had no history of induced abortion
or any other surgery in uterus after last LUCS. She
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did not complain of dysuria or lower abdominal pain.
She also did not give any history of urinary
incontinence. Then she was given progesterone to
stop menstruation for 2 months. At that time there
was no per vaginal bleeding or passage of bloody
urine. USG showed normal uterine and ovarian
structure, no stone in urinary bladder. Urine routine
microscopic examination revealed normal.

AFB was not found in endometrial tissue. Then
cystoscopic evaluation was done . Trigone was
normal . There was a small opening about 1 mm in
supratrigone region of bladder. No feature of
granuloma was found.

Methylene blue dye was pushed through cervix and it
passed through the bladder opening. Then decision of
laparotomy was taken. After opening the abdomen
bladder was found adherent with anterior uterine
wall. About 1 mm of opening was found in body of
uterus which communicated with base of bladder.
Fistula was repaired. Catheter was kept in bladder for
21 days. Progesterone was given for 1 month to
induce amenorrhoea. Urine colour was normal. Her
menstruation started 4 months after surgery. She also
relieved of haematuria after surgery.

Figure I - fistula between bladder base and uterus

> T

Figure 2- after excision of vesicouterine fistula
(VUF) Discussion :

The world health organization estimates 130,000 new
cases of wurogenital fistula occuring per year.
Vesicouterine fistula represents only 2-9% of all
urogenital

fistula'> %, The frequency of vesicouterine fistulae in
relation to other urogenital fistula, as previously
reported, varies from 1% to 16.4%' '°. It is very
likely that there is an increase in the relative
frequency of this type of fistula, because of the
increase in cesarean section rates. Typically patient
presents with cyclic haematuria or menouria,
amenorrhoea and urinary continence, as described in
Yossef’s syndrome’ . Our patient presented with
these classical clinical features. Other presenting
complaints can include perineal irritation, vaginal
fungal infection, and recurrent urinary tract
infections'”.

Previously she had two lower segment cesarean
section which is one of the important iatrogenic cause
of vesicouterine fistula’. Probable factors which may
lead to formation of vesicouterine fistula after LUCS
are as follows — a) an inadequate reflection of the
bladder from the lower uterine segment during
cesarean section is the main cause of injury of the
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bladder either during uterotomy or uterine closure. b)
Inadequate downward mobilization of bladder or
direct injury to that portion of the bladder which
sometimes adherent to the anterior vaginal wall or
lower segment wall®, ¢) aberrant sutures placed so
that a knuckle of bladder is caught in the sutures’.
Repeated Cesarean sections may result in progressive
devitalization and scarring of the uterus and bladder
base by damaging their vascular network, thus
predisposing to delayed fistula formation''. But to
develop vesicouterine fistula after 8 years of LUCS
is most unlikely and rare. Her endometrial tissue and
fistula margin was send for histopathology but no
granulomatous lesion was found. AFB stain was also
negative.

If the diagnosis of VUF is early and the fistula
presumed to be small, conservative measures with
prolonged catheterization with antibiotics and
anticholinergic for about 4 weeks have been reported
to be effective and provides a cure rate in about 5% of
cases >89 Qur patient had developed VUF , 8
years after lower uterine cesarean section. Diagnosis
was made from history, clinical feature of Type 1
Youssef’s syndrome® and confirmed by cystoscopy
which showed about 1 mm of fistula in supratrigone
region of urinary bladder and dye test was positive.
Other imaging procedure can be useful to fully
characterize the fistulous tract. But there is no clear
consensus on the best modality . Cystography,
hysterography, excretory urography, also ultrasonography
with or without intra uterine saline infusion?'** can
complete the diagnostic workup. MRI has now
become the first choice in the investigation of
fistulas®*.

The definitive treatment for Youssef’s syndrome is
surgical. Conservative measure such as prolonged
catheterization ' ' and medical management to
cause induced amenorrhoea to help fistula healing
with oral contraceptive, progesterone and GnRH
analog have been reported in the literature with
successful outcomes 226 .

Surgery can be performed transabdominally, endoscopically
or robotically. Transvaginal approach is less favored
because of higher location of the fistula and its
complexity '°.

Hysterectomy is not indicated for this treatment”.
Disadvantage of the trans abdominal route are
increased morbidity, long hospital stay and increased
blood loss. These can be overcome by using
endoscopic and robotic approach?.
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In our case the supratrigonal vesicouterine fistula was
repaired through intraperitonial approach. In bladder,
fistula opening was closed in two layers after
mobilization of uterine wall from bladder by
dissection and uterine opening was repaired in single
layer suture. There was no menouria after repair and
menses was commenced normally.

After correction of VUF, successful pregnancy
outcome was also reported.

Conclusion:

Vesicouterine fistula is a rare variety of genitourinary
fistula. Previously it was occurred after complicated
vaginal delivery. Due to increasing trend of lower
segment cesarean section, incidence of VUF also
rise. So surgeons should be more careful during
cesarean section to avoid complication. Patient must
be councelled about the consequence of repeat
cesarean section.
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