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Abstract

We report the case of a 27-year-old female, 3rd gesture, 2nd pare, with two
live children born at term by vaginal delivery, referred for management of an
unruptured left ectopic pregnancy. The emergency ultrasound showed two
distinct uterine cavities containing a non-embryonic gestational sac of 7 SA
on the left and a hyperechoic image on the right. Monitoring of plasma beta
HCG kinetics showed no duplication. Medical treatment with misoprostol
allowed evacuation of the uterine cavity. An MRI scan was performed and the
diagnosis of a unicervical bicornuate uterus with fluid retention on the left
was made, which was managed with a second course of misoprostol. A
second misoprostol treatment allowed managing the uterus. The control ul-
trasound confirmed the vacuity of both uterine cavities. Through this case
study, we highlight the diagnostic difficulties with the contribution of ultra-
sound and pelvic magnetic resonance imaging.
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1. Introduction

Congenital malformations of the female genital tract, particularly those involv-

ing the uterus, are relatively rare, with an estimated frequency of between 0.5
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and 4% of women depending on the author [1]. This prevalence is significantly
higher in the population of women with a history of recurrent miscarriage (15%
to 25%) [1] [2] [3]. Their association with pregnancy would therefore be a
source of gravidic complications which are mostly secondary to a decrease in the
capacity of the uterine cavity and would be all the more frequent as the preg-
nancy is multiple. The occurrence of twin pregnancy in a woman with a uterine
malformation would therefore be a high-risk obstetrical situation requiring spe-
cial monitoring.

We report through this observation of a spontaneous twin abortion in a bi-
cornuate uterus, the diagnostic difficulties and the prognostic and therapeutic
aspects.

The aim of this publication is to show that a uterine malformation can go un-
noticed even in a woman who has already given birth by vaginal delivery and

that an abortion in a bicornuate uterus can simulate an ectopic pregnancy.

2. Observation

This is Mrs. O. S., 27 years old, 3rd gesture, 2nd pare with two live children born
at term by vaginal delivery who was referred to us for the management of an
unruptured left ectopic pregnancy. The onset of symptoms was reported to be
one week old, marked by the onset of moderate abdominal pain without asso-
ciated signs. She also had a secondary amenorrhea of one and a half months. Ul-
trasound examination at the referral facility showed a 7-week-old non-embryonic
left ectopic sac in favour of an unruptured left EP.

On admission, vitals were normal with blood pressure at 10/7 cmHg and pulse
at 95 beats per minute. The general condition was preserved with stained muc-
ous membranes and conjunctiva. The abdomen was soft and there was no um-
bilical cry. On vaginal examination, the cervix was posterior, long and dehiscent,
the vaginal cul-de-sacs were free and the fingernail came back clean.

Emergency endovaginal ultrasound revealed two distinct uterine cavities con-
taining a non-embryonic gestational sac of 7SA on the left and a hyperechoic
image on the right. The plasma beta HCG assay came back with a level of 74,402
IU/L. Inpatient expectant care was recommended with monitoring of plasma
beta HCG kinetics which was 92,283 IU/L at H48 in favour of no duplication.

At D4 of hospitalization, the patient presented metrorrhagia with red blood.
The follow-up ultrasound revealed a unicervical bicornuate uterus with a clear
egg in the left hemi uterus and a heterogeneous hyperechoic mass in the right
cavity in favour of an incomplete abortion (Figure 1). Plasma beta HCG was
slightly decreased to 83,380 IU/L.

Treatment with misoprostol at a dose of 600 micrograms orally was initiated
and had resulted in expulsion of one of the products of conception. This was
confirmed by pathological examination and ultrasound which showed a clear
egg in the left hemi uterus and an empty right hemi uterus.

On the 7th day after medical treatment, the plasma beta HCG level was 49,004
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IU/L.

A second course of 600 micrograms of misoprostol was instituted and resulted
in expulsion of the second product of conception. Pelvic ultrasound confirmed
the vacuity of both uterine cavities (Figure 2).

Following uterine evacuation, a pelvic MRI confirmed the diagnosis of a un-
icervical bicornuate uterus with no communication between the two cavities and
showed fluid retention on the left (Figure 3).

Left

_Left Hemiuterus

Figure 1. Pelvic ultrasound with two uterine cavities. On the left a clear egg of 7SA and
on the right an incomplete abortion (Picture Hopital Principal de Dakar).

Figure 2. Vacuity of both hemi horns on ultrasound after medical treatment (Picture
Hopital Principal de Dakar).

Figure 3. MRI image of bicornuate uterus with trophoblastic retention (A) in the left he-
mi horn and empty right hemi horn (B), cross section (T); sagittal section (S) (Pictures
Hopital Principal de Dakar).
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3. Discussion

According to the European Society of Human Reproduction and Embryology
(ESHRE) the unicervical bicornuate uterus corresponds to the partial persistence
of the duality of Muller’s ducts fused to the lower part of the uterus. There are
four types of unicervical bicornuate uterus (the perfect or complete unicervical
bicornuate uterus; the simple or partial unicervical bicornuate uterus; the un-
icervical bicornuate uterus with unequal horns and the uterus with indented
fundus named corded uterus). Our patient presented the complete form (classi-
fied U3b by ESHRE 2013) with two distinct uterine bodies and isthmuses but
which terminated in a single cervix [4].

The bicornuate uterus is the second most common uterine malformation. It
accounts for 39% of uterine malformations [4]. Its worldwide frequency, esti-
mated at about 0.4%, is largely underestimated due to asymptomatic forms that
escape diagnosis [5] [6]. Although pregnancies with a malformed uterus are
prone to obstetric complications, in some situations the pregnancy can be car-
ried to term without complications [7]. Kachhawa ef al concluded that women
with a bicornuate uterus can expect a favourable pregnancy outcome in 55% -
60% of cases, while 14% will have difficulties with their reproductive health [8].

A previous pregnancy without obstetric incident is often considered a good
predictor of subsequent outcome, so that the diagnosis of a major uterine mal-
formation in the next pregnancy is almost always an incidental finding. This was
the case with our patient who had two full-term vaginal deliveries.

The case described by Henry Osazuwa et al. had a history of vaginal delivery
at term [5]. The diagnosis of malformations is thus most often made during the
etiological assessment of an obstetrical complication such as spontaneous mis-
carriage or premature delivery. In the observation of Alkhateeb et al, we noted
the fortuitous discovery of a uterine malformation following a failed post-abortal
treatment in a patient who had already given birth by vaginal delivery at term
[2].

In our patient, the first diagnosis of an extra uterine pregnancy was wrongly
made, which could have resulted in a laparotomy or laparoscopy. Indeed, one of
the uterine horns was mistaken for an ectopic gestational sac. Medical imaging
with endovaginal ultrasound and MRI had rectified the diagnosis and confirmed
the uterine anomaly. According to the Collége National des Gynécologues et
Obstétriciens Frangais (CNGOF), magnetic resonance imaging (MRI) is cur-
rently the gold standard for exploring utero-vaginal anomalies. It is superior to
ultrasound, hysteroscopy and hysterosalpingography in the diagnosis of genital
malformations [1] [6]. Ultrasound (endovaginal or even three-dimensional) re-
mains a reliable and efficient means of detecting these anomalies during the first
trimester of pregnancy for reasons of safety, availability and cost [5] [6] [9].

In the work of Doruk et al, the diagnosis of the malformation was made on
first trimester ultrasound showing the importance of this examination in prenat-

al screening and follow-up [3]. Twinning facilitates the ultrasound diagnosis of
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bicornuate uterus when each horn has a gestational sac as in Arzu Doruk et al
[3]. However, there is a risk of confusion with a heterotopic pregnancy or with
an extra uterine pregnancy as in our patient’s case.

Uterine defects expose women to a variety of gynaecological and obstetric
complications. A systematic review has shown that defects of fusion, to which
the bicornuate uterus belongs, do not appear to reduce fertility, but are asso-
ciated with more frequent pregnancy complications. The bicornuate uterus is
associated with a higher risk of early or late, recurrent abortion, preterm delivery
and dystocic presentation [7] [10] [11]. The incidence of miscarriage and overall
fetal loss in women with a bicornuate uterus has been estimated to be around
30% to 40% [1] [12]. The causes are mainly functional and histological. Indeed,
adverse obstetric outcomes are due to inadequate musculature, insufficient ute-
rine expansion capacity, cervical insufficiency, abnormal endometrial develop-
ment and inadequate vascularisation [1] [3] [12] [13]. The obstetrical perfor-
mance and gestational capacity of a bicornuate uterus are inversely proportional
to the degree of muscle distortion. This result is in a high incidence of abortion
and preterm labour [6] [9].

In twin pregnancies, these anatomical and functional defects can lead to even
worse outcomes. Twin pregnancies significantly increase the risk of negative re-
productive outcomes [11].

The rate of twin pregnancies in women with uterine defects (2.7% - 3.1%) is
close to that of the general population (2% - 3%) [14] [15] [16]. This phenome-
non occurs following medically assisted reproduction or ovulation induction
(38%), but also naturally, spontaneously, as in our patient [14] [17]. Twin preg-
nancies can develop in the same horn, as described by Adams ef a/ and Narla-
war et al. [16] [18], or in two separate horns, as in our patient and Cruceyra et al.
[19]. Twin pregnancy in both horns of a bicornuate uterus is a rare event. Its in-
cidence is unknown, although several cases have been reported anecdotally. It is
a combination of two rare events, uterine malformation (bicornuate uterus) and
dizygotia, which occurs only exceptionally in spontaneous cycles with a fre-
quency of between 1,300,000 and 2,000,000 pregnancies [17] [20].

The obstetrical outcome of this potentially risky pregnancy seems unfavoura-
ble. Twin pregnancies with uterine malformations are associated with a high rate
of miscarriage [15]. Indeed, twin pregnancies individually increase the risk of
complications; however, there is limited data to illustrate the effect when a twin
pregnancy is coupled with a uterine malformation, particularly a bicornuate
uterus. Studies in the literature have focused on the second and third trimesters
[21]. Suh et al report two cases of spontaneous miscarriage [12].

The management of this unusual pregnancy needs to be individualised due to
the lack of consensus on the principles of management and the risk of potential
complications in order to achieve better outcomes.

Elias and Amisi noted that there were no specific guidelines for management

and therefore recommended the continued publication of case reports regarding
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uterine malformations and twin pregnancy to provide more data for a global re-
gistry [7].

This could help to establish a protocol for the management of the combina-
tion of uterine malformation and pregnancy, particularly in twin pregnancies, in
order to increase the fetal survival rate. Improved availability of diagnostic facili-
ties would allow early detection and corrective surgery in the gynaecological pe-
riod, or where appropriate early diagnosis of uterine malformation in the first

trimester of pregnancy to improve prognosis.

4. Conclusion

The occurrence of spontaneous twin pregnancy with implantation in each horn
of a bicornuate uterus is a very rare phenomenon with a guarded prognosis,
hence the interest in systematic screening for uterine malformations in the pre-
conception period. Endovaginal ultrasound and pelvic magnetic resonance im-
aging help to avoid diagnostic pitfalls thanks to optimal monitoring. The respect
of the diagnostic tripod (clinical, biological and ultrasound) as well as the mas-
tery of ultrasound anatomy, coupled with the dexterity and caution of the gy-

naecologist, allowed our patient to avoid white surgery in extremis.
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