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Diagnosis and surgical repair of congenital H-type rectovestibular fistula in girls

with normal anus: Two case reports and a review of the literature
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ABSTRACT

Congenital H-type rectovestibular fistula with normal anus is a rare form of anorectal malformations.

In the diagnosis of a female patient with H-type fistula, history may have an important role, creating

a high degree of suspicion and calling for direct careful examination of the vestibule. There is also

no consensus on the optimal treatment of this rare anomaly. Here, we present the diagnosis, clinical

and anatomical features, and treatment results in the cases of two girls who had an H-type fistula with

normal anus.
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Introduction

Anorectal malformations (ARMs) are common
congenital abnormalities that constitute a
significant part of proctological childhood
diseases. Congenital H-type rectovestibular
fistula, a rare variant on this spectrum, is found
in only 3% of the world’s normal anus cases.
H-type rectovestibular fistula is reported to be
12.5% higher in East Asia and India, although
there are a small number of ARM cases in
North America [1-3]. However, the reason for
this is not fully known. In addition, the H-type
rectovestibular fistula accounts for 7% to 14%

of all ARMs in girls and is higher in girls than
in boys [4]. Although there is no consensus on
the optimal treatment of this rare anomaly,
surgical repairs including perineal repair,
vestibulo-anal pull-through, anterior perineal
anorectoplasty, and a limited or formal
posterior sagittal anorectoplasty (PSARP)
have been described [1, 5-7]. Despite these
diverse  treatment  approaches, fistula
recurrence is observed in 5-30% of cases [6—
8]. Here, we present the diagnosis, clinical and
anatomical features, and treatment results in
the cases of two girls who had an H-type fistula
with normal anus.

Case report 1

The patient was six months old when she
applied to our clinic. According to the patient
history, she had applied to an outside hospital
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at three months of age with the complaint that
stool came from the vagina and with a urinary-
tract infection and wvulvovaginitis. It was
understood that the patient had undergone a
diverting sigmoid colostomy in the same
health center. However, it was also reported
that the location of the fistula could not be
determined precisely. In order to confirm the
diagnosis, the patient was first examined under
anesthesia. She was found to have an H-type
rectovestibular fistula with a normal anus.
Later, definitive repair of the fistula was
carried out. The preoperative mechanical
bowel cleansing was performed at the distal
opening of the sigmoid colostomy. When clean
stool appeared, the procedure was terminated.
Under general anesthesia, the vaginal and
perianal region of the patient, who was brought
to the lithotomy position, was washed with
antiseptic solutions and draped in sterile
fashion. First, the rectovestibular fistula was
cannulated with a suitable volume Hegar
dilator [Figs. 1, 2].

Multiple 5/0 silk sutures were placed around
the opening on the vestibular side of the fistula
to serve as retraction during dissection.
Thereafter, a circumferential incision was
made around the fistula tract using a fine
electrocautery needle, and the incision was
advanced in the direction of the vestibular
rectum.

The entire fistula tract was resected, and the
openings of the vestibule and rectum were
approximated with interrupted 4/0 Vicryl
sutures. No evidence of re-fistulization or anal
stenosis was observed. The patient’s stoma
was closed after three months.

Case report 2

A six-month-old-girl born at term was brought
to our clinic by her mother, who had noticed
stool output from the vaginal vestibulum and
with a  urinary-tract infection and
vulvovaginitis. A physical exam revealed that
the patient had a normally positioned anus with
adequate sphincter tone. Stool output was
evident through the vaginal orifice. The patient
was taken to the operating room for a recto-
genital exam under anesthesia, where a
rectovestibular fistulous tract one cm proximal
to the dentate line was easily canalized using a
using a 24 GA angiocatheter. The patient had a
normal, non-stenotic anus. The diagnosis was
consistent with a congenital H-type
rectovestibular fistula. The patient underwent
a diverting sigmoid colostomy and was
discharged. Follow up in the pediatric-surgery
outpatient clinic showed no clinical
deterioration or evidence of infection, and the
patient had a definitive surgery one month
later. The definitive treatment in this case was

the same as the procedure used in the first case.

|
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Fig. 1. Three types of congenital H-Type fistula in females: A-rectovaginal fistula, B-rectovestibular fistula and, C-anovestibular fistula.
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Fig. 2. Case 1, H-type rectovestibular fistula,

the Hegar dilator crossing the tract and the two
openings of the fistulous tract are shown.

Discussion

H-type anorectal malformation is a congenital
recto-urogenital connection associated with a
normal or ectopic anal opening [6]. The
etiology of H-type fistulas is uncertain, but the
condition is generally thought to be congenital
in cases associated with H-type ARMs.
Although various theories have been proposed
to explain the embryology of the fistula, it
appears that, based on recent advances in the
understanding of embryology, a faulty
embryonic caudal-folding process may explain
the formation of an H-type anorectal anomaly
[6, 9, 10]. The incidence of female cases has
been reported in a proportion ranging from
0.7% (USA) to 14% (Asia) of all anorectal
malformation cases. In addition, this
malformation was found to be 2.5-6 times
more common in females than in males in
regional series [1-4]. In females, these
anomalies are of three types: rectovaginal,
anovestibular, and rectovestibular fistula,
associated with normal localization and size of
the anus [1, 2, 8, 11]. Generally, the volume of
the fistula varies from 1 to 6 mm and is less
than 1 cm in infancy. However, the size of the

fistula, especially in girls, can increase with the
child’s age and the vagina or vestibule’s
becoming larger [12].

H-type fistula can rarely be diagnosed
immediately after birth. The most common
presentation in the majority of female patients
is the passage of a small amount of fecal matter
from the vestibule. Patients may also present
with constipation, labial abscesses, and
recurrent urinary-tract infections [1, 6, 8]. Both
of our patients had complaints of stool output
from the vestibule and urinary-tract infection.
The diagnosis of our patients was possible only
by careful examination under anesthesia and
catheterization of the fistula tract. In our
review, examination under anesthesia was the
most helpful way of confirming the diagnosis
and was also useful for checking for anorectal
stenosis using Hegar dilators, as in other
studies [1]. Vestibuloscopy and vaginoscopy
can help some diagnoses but not all.

Various surgical techniques for repair of H-
type vaginal or vestibular fistulae have been
described from the initial detection of
anomalies in 1960 to the present [13, 14].
Among these procedures, perineal repair,
fistulectomy, = abdominoperineal  repair,
PSARP, vestibulo-anal pull-through, anterior
perineal anorectoplasty, and a trans-anal
approach are generally described in the
literature [6, 8, 11, 12]. In both of our cases,
excision of the whole tract through a
circumferential vestibular incision and repair
of the defect through the rectum were
performed. In addition, the opening of a
colostomy before or during fistula repair is
controversial and has been claimed not to
reduce the recurrence rate [5]. However, the
surgeon may decide to open the colostomy
according to the characteristics of the patient.
A sigmoid colostomy was performed before
definitive surgery in both of our cases. These



Okur et al. / Pediatr Urol Case Rep 2018;5(5):136-140

139

may be prefer to in recurrent cases, for high
anomalies such as a rectovaginal fistula in
girls, or for safer repair [12]. After H-type
fistula repair, fistula recurrence has been
reported in 5-30% of cases and wound
disruption in 0-25% of cases. Recurrence,
which is a major complication in these cases,
can be prevented by full excision of the fistula
tract. Additionally, it is important that the
vestibular and rectal repair be performed on
different planes of suture lines [3]. The
epithelium of the fistula tract in females is
lined with stratified squamous [10]. Females
with H-type fistula usually have normal
sphincter control, and incontinence has not
been reported in post-operative follow-up [15],
as in our cases.

In conclusion, in the diagnosis of a female
patient with H-type fistula, history may have
an important role, creating a high degree of
suspicion and calling for direct careful
examination of the vestibule. Although
colostomy is not widely preferred in females
with H-type fistula repair, the ostomy was
opened prior to fistula repair in both of the
cases presented here, and the treatment was
safely applied. No complications such as
recurrence developed. Additionally, complete
excision of the fistula tract and adequate
mobilization may reduce the likelihood of
recurrence.
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