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and abdominal pregnancy which progress
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Abstract

Background: The term heterotopic pregnancy is defined as a uterine pregnancy coexisting with a second preg-
nancy in an extrauterine location. Spontaneous, full-term heterotopic pregnancy with alive birth is very rare. The diag-
nosis and management of such exceptionally unique case is difficult. When the patient presented with an advanced
labor with no antenatal care follow up and with no risk factors is even more challenging for poorly equipped facilities
like ours.

Case presentation: A 25 years old gravida 3, para 2 (both are alive) mother presented to the labor and delivery ward
of Bele Primary Hospital, Southern Ethiopia with the complaint of pushing down pain of 18 h duration. Immediately
after arrival, she gave birth to a 3300gm female neonate spontaneously. After delivery, an abdominal mass was recog-
nized and manual exploration of the uterus was done to look for the presence of after coming second twin but the
uterus was empty. On ultrasound examination, there was an alive fetus in transverse lie outside the uterus. With the
impression of 2nd twin in a separate horn of bicornuate uterus and to rule out abdominal pregnancy, laparotomy was
done. On laparotomy, there was abdominal pregnancy in the Pouch of Douglas with an intact amniotic sac. The sac
was attached with the left broad ligament, left ovary, small bowel mesentery, and posterior wall of the uterus. The sac
opened, a 1600gm alive female neonate with features of fetal growth restriction and left club foot was delivered. The
placenta was detached spontaneously and removed without any complication.

Conclusions: The coexistence of spontaneous full-term intrauterine with advanced abdominal ectopic pregnancy is
one of the rarest forms of heterotopic pregnancy. Every health professional should bear in mind that intrauterine and
extrauterine pregnancy may happen simultaneously and it can progress to term without any symptoms. Ultrasound is
the diagnostic method of choice but the existence of an intra-uterine pregnancy cannot rule out ectopic pregnancy.
The life-threatening complication of abdominal ectopic pregnancy is bleeding from the detached placental site.
Therefore, the decision to remove the placenta should be individualized.
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Background

The word heterotopic pregnancy is used in place of the
older term combined pregnancy [1]. It is defined as
simultaneous coexistence of an intra-uterine pregnancy
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(IUP) and an extrauterine pregnancy [2]. Because, strictly
speaking, heterotopic is synonymous with ectopic, the
use of "heterotopic ectopic pregnancy" is tautological [1].
The fallopian tube is the commonest site of the ectopic
implantation in heterotopic pregnancies, but the cervix
or abdomen can also be involved [2]. In spontaneous con-
ceptions heterotopic pregnancy is rare and it is estimated
to occur in about 1 per 30,000 spontaneous pregnancies
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[3]. A higher prevalence of heterotopic pregnancy occur
in assisted reproduction techniques that may reach up to
1 case per 100 [3]. Majority (about 80%) of heterotopic
pregnancies end during the first trimester, so advanced
pregnancies are extremely rare [4]. According to litera-
ture, there are a few reports of exceptional cases of het-
erotopic pregnancy that are carried to term with good
perinatal outcome for both the intrauterine and extrau-
terine fetuses [4—6].

Risk factors for the development heterotopic preg-
nancy are any event that can lead to scarring of the fal-
lopian tube [7]. Risk factors that can increase the risk of
heterotopic pregnancy include pelvic inflammatory dis-
ease (PID), tubo-ovarian abscess (TOA), previous ectopic
pregnancies, or previous pelvic surgery [8]. Heterotopic
pregnancy is thought to occur because of multiple ovu-
lation events [9]. Therefore, people who have undergone
assisted reproduction therapies are at an increased risk
of heterotopic pregnancy [10]. Symptoms of heterotopic
pregnancy include abdominal mass, abdominal pain,
peritoneal irritation, and enlarged uterus [11]. In some
cases there may be either hypovolemic shock or a com-
plete lack of symptoms [12]. Early symptoms can also be
similar to those seen in acute appendicitis, ovarian cyst
rupture, or ovarian torsion, which makes it more difficult
to diagnose [12].The diagnosis of heterotopic pregnancy
is challenging, because it is often difficult to identify
both the intra-uterine and extra-uterine pregnancy [13].
Ultrasonography is the diagnostic method of choice in
detecting heterotopic pregnancy [3]. Magnetic resonance
imaging (MRI) [14], and computed tomography (CT)
scan [15] are also helpful in equivocal cases to establish
the diagnosis and localize the placenta’s implantation site.

Because of the rare occurrence of heterotopic preg-
nancy, there is little agreement on the optimal surgical
management [16]. Treatment of heterotopic pregnancy
should be as minimally invasive as possible to preserve
the developing intra-uterine pregnancy (IUP) [16].The
mainstay of heterotopic pregnancy treatment is surgi-
cal, either laparotomy or laparoscopic [3]. Nonsurgical
management of the early ectopic pregnancy (EP) was also
described in some reports [17]. Treatment of unusual
cases of heterotopic pregnancies such as cornual, abdom-
inal, and cervical implantations probably should be indi-
vidualized [18]. Successful treatment in these situations
depends largely on the gestational week of diagnosis, the
patient’s clinical condition, and the findings in the surgi-
cal procedure [3].

Here we present an exceptional case of spontane-
ous heterotopic pregnancy (intrauterine and abdominal
ectopic) which progresses to full term with good peri-
natal outcome for both the intrauterine and extrauterine
fetuses.
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Case presentation

A 25 years old gravida 3, and para 2 (both are alive)
mother presented with the complaint of advanced labor
pain of 18 h duration. She came by ambulance trans-
port from a 35 km distant rural health center to Bele
Primary Hospital, Wolaita Zone, Southern Ethiopia.
The mother did not remember her last normal men-
strual period but claims to be amenorrheic for the last
9 months. During the current pregnancy; she had no
antenatal care visit, no history of vaginal bleeding, no
abdominal pain, and no other danger signs of preg-
nancy. She has no previous history of pelvic inflam-
matory disease (PID), and pelvic surgery. She has also
no history of contraceptive use. Both her last deliver-
ies were at home with no complications. During the
physical examination, her vital signs were in the nor-
mal range. Pink conjunctiva and non-icteric sclera. On
abdominal examination, 38 weeks sized uterus, fetal
heart beat was 148 bpm, cephalic presentation, longi-
tudinal lie, multiple fetal poles were not appreciated,
there was 3 uterine contractions in 10 min with mod-
erate strength and bladder was not distended. On the
genito-urinary examination (per vagina), cervix was
fully dilated, vertex presentation, fetal head visible at
vulva, normal position, no sign of caput or molding, the
membrane was ruptured with clean amniotic fluid.

Basic laboratory investigations were done, her hemato-
crit level was 35%, and her blood group was “O positive”.
Other serologic tests were also done for HIV, Hepatitis,
and syphilis and all were negative and urine analysis was
also negative for microscope exam.

Vaginal delivery summary, this mother gave birth to
alive female neonate weighing 3300gm with an Apgar
score of 8 and 9 in the 1% and 5™ minutes respectively by
spontaneous vaginal delivery and 3 stage of labor man-
aged actively.

But after the delivery of the neonate, her abdomen
shows three tumor features i.e. contracted 20 weeks sized
uterus and palpable masses at both left and right upper
quadrants. The mass was non-tender and slightly hard
and smooth at the left side posterior to the uterus and
irregular at the right side (Fig. 1). Bimanual exploration
of the uterus was made to look for after coming 2™ twin
and speculum examination also performed to explore the
presence of additional cervical canal and double uterus,
but only one cervical opening was appreciated. The pos-
terior fornix was bulged.

On ultrasound examination, a fetus was seen in an
intact amniotic sac with scanty fluid posterior to the
empty uterus. The fetus was in a transverse lie, the head
and placenta were at the left upper quadrant below the
spleen and its abdomen and extremities were towards
the right upper quadrant of her abdomen. The fetal



Utalo and Getu BMC Pregnancy and Childbirth (2022) 22:243

Page 3 of 6

Fig. 1 Appearance of the abdomen after delivery of the IUP (white
outline arrow- the contracted, empty uterus after delivery, black

arrows- the abdominal pregnancy in transverse lie)

heartbeat was normal and no gross congenital anomaly
was identified.

Referral was planned for the impression of 2™ twin
in a separate horn of the bicornuate uterus and to rule
out abdominal pregnancy. But due to economic rea-
son, the patient refused referral. Then after getting
informed, written consent, and preparing two units of
cross-matched whole blood, the patient was taken to OR.
Abdomen was entered through a midline vertical skin
incision.

The intra-Op findings were: A fetus in a transverse
lie was found, in its intact amniotic sac posterior to the
uterus, in the pouch of Douglas (Fig. 2). The sac was
attached with the left broad ligament, left ovary, small
bowel mesentery, and posterior wall of the uterus (Fig. 3).
The head and placenta were in the left iliac fossa with
engorged and tortious vessels which start to rupture
spontaneously during manipulation (Fig. 2). Then the
intact amniotic sac was opened to deliver alive female
neonate with left club foot weighing 1600gm with Apgar
score of 7and 8 in the 1% and 5™ minutes respectively.
The placenta was delivered spontaneously without resist-
ance from its site of attachment. Small bleeders from

Fig. 2 the appearance of the intact amniotic sac and the uterus
immediately on opening the abdomen (Dark arrow- intact amniotic

sac, white arrow- uterus)

Fig. 3 Attachments of the sac to left adnexa (black outline arrow),
small bowel mesentery, and posterior wall of the uterus (long white

arrow) and placenta separation site (orange arrow)

the placenta detachment site were controlled by multi-
ple ligations. The normal anatomy of the left adnexa was
distorted and it was difficult to identify the ovary (Fig. 3).
But the right tube and ovary were normal. Fresh edges of
the sac sutured and left in place, hemostasis was secured
and the abdomen was closed in layers. The patient was
transferred to post anesthesia care unit with the post-
operative diagnosis of spontaneous full-term heterotopic
pregnancy. Her post-Op hematocrit (HCT) level was 29%
and the post-operative course was uneventful. Unfortu-
nately, on the 7 post-Op day, the very low birth weight
baby died while she was on treatment at the neonatal care
unit of our hospital. The patient was discharged home on
the 8%post-operative day. She returned on her 45™ day
for post-natal care follow up and both the mother and
her baby were in good condition.

Discussion and conclusions

Heterotopic pregnancies in natural conception are a very
rare event [4]. The first case was reported in 1708 as an
autopsy finding [19] and this condition is estimated to be
less frequent than one in 30,000 spontaneous pregnan-
cies [3]. Assisted reproductive procedures like In-Vitro
fertilization (IVF) and induction of ovulation are highly
contributing to the occurrence of heterotopic preg-
nancy [3]. In the National ART Surveillance System out
of 553,577 pregnancies conceived by ART between 2001
and 2011, only 485 heterotopic pregnancies were identi-
fied—that is 1 per 1111 [20]. Our patient had a spontane-
ous conception.

Majority of heterotopic pregnancies are diagnosed
during the first and early second trimester pregnan-
cies [3, 18, 21, 22]. According to a review done by
Barrenetxea et al. of published case reports from Janu-
ary 1994 to December 2004, out of 13 spontaneous
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heterotopic pregnancies, 74% of them are diagnosed
early (between 5 and 8 weeks), the latest being at
20 weeks [21]. Based on a similar review done by Kajdy
et al,, out of 14 spontaneous heterotopic pregnancies
most were diagnosed between 6 and 8 weeks and one
was diagnosed at 26 weeks [18]. A systematic review
of 18 spontaneous heterotopic pregnancies done by
Oancea et al. also revealed that the diagnosis of most
heterotopic pregnancies was mainly established in the
first trimester, the mean gestational age being 8 weeks
[22]. They found only one article describing a diagno-
sis of heterotopic pregnancy in the second trimester, at
20 weeks of gestation [22].

There are few reports of heterotopic pregnancy that
are diagnosed at term [4, 6, 15, 23]. In one study out of
112 heterotopic pregnancies after ovulation induction
and assisted reproductive technologies 7 were diag-
nosed in the second trimester between 14 and 26 weeks
[3]. Another case of late diagnosis was mentioned in the
Danish survey which was diagnosed at 38 weeks during
cesarean section [23]. A similar case of a full-term het-
erotopic pregnancy with a positive birth outcome was
reported from Tanzania which was diagnosed on the 4"
postpartum day during laparotomy [4]. Another unique
case reported by Kigbu JH, et al. in 2009 showed that a
combined intrauterine and abdominal pregnancies was
diagnosed at 38 weeks during elective Caesarean section
for twin gestation with positive birth outcome [6]. Maciel
N, et al., 2017 also reported a case of advanced abdomi-
nal pregnancy in a spontaneous heterotopic pregnancy,
in which the intrauterine pregnancy was carried to term
with a favorable outcome and the abdominal pregnancy
was complicated by fetal demise [15].

The chance for both fetuses to reach term and sur-
vive the neonatal period is very low in twin heterotopic
pregnancy [4]. According to a review of 11 cases done by
Dubinsky, et al., 1996, on fetal survival in third trimes-
ter abdominal pregnancy revealed that four fetuses sur-
vived had complete placental attachment to the uterus
but 6 out of 11 fetuses that died before delivery and in
the early neonatal period had complete mesenteric pla-
cental attachment and partial placental attachment to the
uterus [24]. Therefore, the site of placental attachment in
peritoneal pregnancy is a crucial factor for fetal survival.
In our case the placenta was attached to the mesentery,
left broad ligament and the posterior uterine wall. Its
partial attachment to the uterine wall may be the factor
for its survival.

Therefore, based on our literature review a spontane-
ous heterotopic pregnancy which progress to term with
both the IUP and the EUP survive up to the end of the
neonatal period is very rare which makes our case excep-
tionally unique.
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When we see events that lead to the diagnosis of het-
erotopic pregnancy, according to a literature review from
1971 to 1993 done by Tal et al,, out of 111 reports in 64
women (58.9%), the heterotopic pregnancy was diag-
nosed during laparotomy or laparoscopy [3]. Sonographic
detection of an extrauterine gestational sac with or with-
out a fetal pole along with an IUP led to a definitive final
diagnosis in 46 patients (41.1%) [3]. Since our patient has
no ANC follow-up, the possibility of early diagnosis was
missed. She was presented during the advanced stage of
labor, so ultrasound examination was not done before
delivery of the IUP. Therefore, the diagnosis of hetero-
topic pregnancy in our case was done on the immediate
postpartum day during laparotomy.

Abdominal pregnancy is an alarming obstetric phe-
nomenon [3]. Strictly defined, abdominal pregnancy is
implantation in the peritoneal cavity exclusive of tubal,
ovarian, or intraligamentary implantations [1]. Although
a zygote can traverse the tube and implant primarily in
the peritoneal cavity, most abdominal pregnancies are
thought to follow early tubal rupture or abortion [1]. In
our case, since the anatomy of the left adnexa was dis-
torted, it was difficult to identify signs of early tubal rup-
ture. Therefore, it is difficult to tell whether it is a primary
or secondary peritoneal implantation. Abdominal preg-
nancies account for 1% of ectopic gestations [15]. When
abdominal pregnancy is advanced, it has been associated
with a maternal mortality of 12% and perinatal mortal-
ity of 72% [25]. Intrauterine growth restriction IUGR [26]
and fetal malformations [3] are also common in advanced
abdominal pregnancies which is consistent with our case.

The most frequent site of EP implantation in hetero-
topic pregnancy is the tube (89.2%) and abdominal het-
erotopic is one of the rarest types; Tal et al. reported that
out of 139 heterotopic pregnancies which are conceived
by ART, 3 were abdominal [3]. Oancea et al. also found
out that out of 18 spontaneous heterotopic pregnancies
reviewed only one was abdominal [22].

The diagnosis of abdominal-heterotopic pregnancy is a
more complicated task [4]. The most important problem
during ultrasound examination is that the sonographer
has to be aware of the possibility of advanced abdominal
pregnancy [4]. The identification of the uterus and the
fetal head outside the uterine cavity may be diagnostic
[3]. Fetal malpresentation as a transverse lie, the identifi-
cation of an oligohydramnios [27, 28] and malformations
[3] should, especially when occurring in combination,
arouse suspicion. In equivocal cases, MRI can help estab-
lish diagnosis, localize the placenta’s implantation site,
and in planning surgery [14].

These are consistent with our sonographic findings
except the malformation was not identified. Otherwise,
there was an empty uterus, and the fetal pole was in a
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transverse lie outside the uterus posteriorly. There was
also oligohydramnios with a positive fetal heartbeat.
Therefore, the diagnosis of abdominal heterotopic preg-
nancy was suspected by ultrasound examination and
confirmed by laparotomy.

The most important issue in managing advanced
abdominal pregnancy is the placental management [26].
The massive hemorrhage that often occurs with surgery is
related to the lack of constriction of the blood vessels after
placental separation [29]. Since the major cause of mater-
nal death during surgery is related with an uncontrollable
bleeding from placental separation site, determination of
the placenta’s implantation site is very crucial before its
removal [26]. Some authors recommend that leaving the
placenta in situ, with or without methotrexate adminis-
tration to facilitate its reabsorption when the detachment
of placenta is not feasible or safe [29]. Although it mini-
mizes hemorrhage, this approach puts the patient at risk
of necrosis, pelvic abscess, and wound dehiscence [29].
In a review of 139 reported heterotopic pregnancies two
heterotopic pregnancies in which the EP was abdominal,
removal of the gestational sac and placenta was accom-
plished easily, but in another case reported, during lapa-
rotomy, it was found that the feeder vessel to the placenta
was the ovarian artery and salpingo-oophorectomy was
performed [3]. In a case reported by Maciel et al., since
the amniotic sac and placenta were clearly individualized,
with no invasion of the pelvic sidewall, bowel, or mesen-
tery, the excision of the mass was successfully achieved by
left adnexectomy [15]. In the case of advanced abdomi-
nal pregnancy, with a live fetus reported by Hailu et al,
they prefer to remove the placenta and they managed the
bleeding by packing the area for 24 h [26]. In another case
of a full-term abdominal pregnancy with isthmic tubal
implantation of the placenta, it was removed by salpingec-
tomy without any attempt to detach it from the tube [30].
The removal of the placenta is considered when it is safe
and with a low risk of hemorrhage [4]. Hence, in our case,
the placenta was spontaneously delivered and there was
no complications encountered.

Conclusions

This is a rare case of spontaneous heterotopic pregnancy
with advanced abdominal ectopic in which both the intrau-
terine and the extra-uterine pregnancies survive. This case
was also diagnosed and managed in a rural district hospital
by mid-level professionals (non-physician surgeons). Our
patient had two home deliveries and has no ANC follow-up
during the current pregnancy. She has a low socioeconomic
status and she can't afford referral to a higher institution
for better management for both herself and the low birth
weight baby. Based on the findings on this case and our lit-
erature review, the following conclusions can be made.
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Every health professional should bear in mind that intrau-
terine and extrauterine pregnancy may happen simultane-
ously and it can progress to term without any symptoms.
Therefore, a high degree of suspicion is needed when we
encounter abdominal mass after delivery of the IUP. Abdom-
inal ectopic is a grave obstetric condition that needs early
diagnosis and prompt management. Ultrasound is the diag-
nostic method of choice but the existence of an IUP can-
not rule out ectopic pregnancy, therefore, adnexa should be
routinely examined during the first-trimester scan. The life-
threatening complication of abdominal ectopic pregnancy
is bleeding from the detached placental site. Therefore, the
decision to remove the placenta should be individualized.
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