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Tackling infertility in a case of
bicornuate bicollis uterus with
longitudinal vaginal septum:

An arduous clinical challenge

Nidhi Goyal!, Manjusha Agrawal*, Deepika Dewani?,
Manila Reddy!, Dhruva Halani!

ABSTRACT

Bicornuate bicollis uterus is a congenital Mullerian anomaly which is
comparatively rare. It is associated with about 25% of women having early
miscarriage and infertility. The incidence of the bicornuate uterus along with
vaginal anomalies is infrequent and unknown. We are presenting an unusual
case of 25-year-old female with long-term primary infertility that was
diagnosed with Bicornuate Bicollis uterus along with longitudinal vaginal
septum. She underwent resection of vaginal septum and fallopian tubal
recanalisation for tubal blockage, after which the patient conceived
spontaneously and delivered a healthy male child later. Although these
uterine anomalies are uncommon, they can still have profound medical and

psychological implications.

Keywords: Bicornuate bicollis uterus, Vaginal septum, Infertility, Uterine
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1. INTRODUCTION

Mullerian anomalies or uterine malformations result from an abnormal
paramesonephric duct fusion during early embryonic life. The incidence of
uterine malformations among the general population is about 7%-8% (Parmar
and Tomar, 2014). Bicornuate uterus results from the abnormal fusion of
lower segments of paired Mullerian ducts and amounts to more than 10% of
all Mullerian anomalies (Sugi et al., 2021). A bicornuate uterus can either have
a single (unicollis) or a dual cervix (bicollis), based on the length of the
duplication of the ducts (Stearns and Al-Khabbaz, 2018).

Few cases of bicornuate bicollis uterus have been reported earlier; with
principal complain of primary infertility. Challenges increased in our case
when the bicornuate bicollis uterus was complicated because of the presence
of a longitudinal vaginal septum as it contributed to the magnitude of
infertility. Mullerian anomalies need to be cautiously dealt as they lead to
infertility and complications during the course of evaluation of pregnancy,

such as recurrent pregnancy loss, malpresentation, preterm labour, IUGR,
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abnormal placentation, postpartum haemorrhage and perinatal mortality (Dohbit et al., 2017).

2. CASE DESCRIPTION

Patient information

A 25-year-old nulligravida female, married with six years of primary infertility came to OBGY OPD with complaints of cyclical
cramp-like pain in the lower abdomen. The pain was localized predominantly in the hypogastric region radiating to the back and
relieved by analgesics and antispasmodics. She also complained of dyspareunia frequently with poor sexual gratification in both
partners. There was no history of fever and no urinary or bowel complaints. The patient had a regular menstrual cycle with
menarche at the age of 13 years. She had been married for the past six years. Despite of regular intercourse associated with

dyspareunia; she was unable to conceive because of poor sexual gratification in both partners.

Clinical examination

Her vitals were within normal limits. BMI: 20 kg/m2, no visible thyroid swelling. She had tanner stage V secondary sexual
characteristics. Abdominal examination revealed mild tenderness in the lower abdomen. On local examination; labia, fourchette
and mons pubis appeared normal and had a perforated hymen. On separation of labia (Figure 1), a longitudinal vaginal septum
between the anterior and posterior vaginal wall was seen dividing the vagina into two separate unobstructed cavities of different

sizes. On difficult per speculum examination, two vagina and two Cervices were visualized, which were normal and healthy.

Figure 1 Longitudinal vaginal septum on per speculum examination (arrow)

On Per vaginal examination done under anaesthesia, cervices could not be reached. Her routine blood investigations, including
complete blood count, thyroid profile, Anti-mullerian hormone, serum Prolactin and electrolytes were within normal limits.

Husband’s semen analysis was normal.

Diagnostic assessment

Ultrasonography revealed uterus bifurcation cranially with intervening tissue consistent with normal myometrium suggesting a
bicornuate uterus. No renal anomaly could be seen on USG. Bicornuate Bicollis uterus was confirmed on MRI. Following are the
images of T2WI MRI where two uterine cavities can be seen in coronal plane (Figure 2(A)), axial plane (Figure 2(B)) and in axial fat
suppressed MRI (Figure 2(D)) with bulky peripherally arranged cysts in the ovaries (yellow arrowheads) suggesting polycystic
ovarian changes. Two cervical cavities can also be seen (Figure 2(C)).

On diagnostic Hysterolaparoscopy, two cornua were visualized. The left uterus (cornu) had a single fallopian tube and ovary.
The left uterus was normal in size but left ovary and fallopian tube appeared distended with a taut fimbrial end. The right uterus
(cornu) also had a single fallopian tube and ovary (Figure 3). Dense adhesions were present between rectum and posterior surface
of bladder (Figure 4).
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Figure 2 MRI images, A: Coronal T2WI MRI showing two uterine cavities (arrowheads), B: Axial T2ZWI MRI shoring two uterine
cavities (arrowheads), C: Axial T2ZWI MRI showing two cervical cavities (arrowheads), D: Axial T2WI Fat suppressed MRI, showing
two uterine cavities (white arrowheads) with bulky peripherally arranged cysts in the ovaries (yellow arrowheads) suggesting

polycystic ovarian changes
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Figure 3 Two cornua along with two fallopian tubes and ovaries. (A: Left Cornu, B: Left sided Ovary, C: Left sided Fallopian Tube,
D: Right Cornu, E: Right sided Ovary, F: Right sided Fallopian Tube) as seen on laparoscopy

Rectum
Adhesions

Bladder.

Figure 4 Intraoperative description of bicornuate bicollis uterus with adhesions between rectum and posterior wall of bladder

Hysteroscopically, both uterine cavities were visualized. Both had normal uterine walls with single ostia in each one of them.
Flimsy adhesions were present over the left uterine ostia. Adhesiolysis was done to widen the ostial opening. Chromopertubation
was suggestive of bilateral tubal blockage. Longitudinal midline fibrous vaginal septum was visualised during vaginoscopy (Figure
5). Resection of the vaginal septum from the posterior vaginal wall was done. Two Kocher forceps were applies at both the ends of
septum to prevent blood loss. Metzenbaum scissors was used to excise the septum. Hemostatic sutures were taken using 3-0
absorbable sutures. Later fallopian tube recanalization was done to improve the odds of future fertility.

Figure 5 Longitudinal midline fibrous vaginal septum visualised (arrowhead) during vaginoscopy which was resected
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Follow up and Outcome

The patient was advised for conception by natural method for 3 months. If unable to conceive by natural method, she was
counselled that she could undergo assisted reproductive technology also. She came in gyne OPD after 3 months with a history of 2
months of amenorrhea. She conceived spontaneously and subsequently delivered a healthy male child weighing 2.3 kg at 36 weeks

of gestation which was uneventful.

3. DISCUSSION

Bicornuate bicollis uterus is congenital uterine anomaly due to abnormal lateral fusion of paramesonephric duct during early
embryonic life. Bicornuate uterus belongs to class III of mullerian duct anomalies according to ASRM. Diagnosis of bicornuate and
bicollis uterus based on USG and MRI is done using CUME classification (Figure 6) (Practice Committee of the American Society for
Reproductive Medicine, 2016).

| Uterus normal size and well developed |

|
| |

Yes 3:
Evaluate Uterine fundal contour ? Mullerian agenesis/
External indentation hypoplasia

1
| |

=lem >lcm

Normal or septate uterus
Do endometrial cavities communicate?
and/or
is there a single cervix?

No Yes
Double Cervix Complete_ septate
Cervix
Uterus Bicornuate bicollis
didelphys uterus
|
No ) Bicornuate Uterus

* Presence of vaginal septum or renal anomaly should also be evaluated

Figure 6 Algorithim for diagnosis of Bicornuate Bicollis uterus with longitudinal vaginal septum as per CUME classification

These anomalies are associated with numerous undesired outcomes such as infertility, recurrent pregnancy loss,
malpresentations, preterm labour, IUGR, abnormal placentation, postpartum hemorrhage and perinatal mortality (Ravikanth,
2017). Even after above-enumerated complications, successful spontaneous pregnancy in a bicornuate bicollis uterus is still
attainable.

Chu and colleagues did a similar study where longitudinal vaginal septum was resected using a surgical stapler. The procedure
went uneventful with minimal blood loss. After two years patient reported back to the OPD with male partner dyspareunia because
of protruding stapler pins at the septal margin of the vagina. Even though our method of resection was traditional, it has better
outcomes in reinstituting the genital tract anatomy with minimal complications. This conventional method was preferred also
because it was economically feasible by the patient. It is essential on the part of clinician to rule out other possible causes of

infertility in such cases before counseling for assisted reproductive technology (Borgohain and Srivastava, 2017).

4. CONCLUSION

Pregnancy with bicornuate uterus in itself is associated with perinatal mortality and morbidity. In this patient, two cervices
(bicollis) and longitudinal vaginal septum added to the long series of known complications such as infertility, recurrent pregnancy
loss, malpresentations, preterm labour, IUGR, abnormal placentation, postpartum hemorrhage. Our patient had long duration of
marriage with poor sexual gratification and dyspareunia due to longitudinal vaginal septum. Diagnosis was delayed for 6 years
due to patient’s unawareness and inhibition of expressing her sexual issues of dyspareunia and poor sexual gratification. As per the

patient her inability to reproduce was unwelcomed in her society which had masses of implications on her mental health. Our
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minimal surgical intervention helped the patient and husband to complete their family and recoup their society status. While such
abnormalities are extremely rare, it is imperative for us clinicians to be able to appropriately manage the affected patients to

improve their psychological, sexual and reproductive outcomes.
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