DOI: https://doi.org/10.2298/SARH221227086B

UDC: 618.31

CASE REPORT / MPUKA3 BONNECHUKA

Spontaneous bilateral tubal pregnancy - case report
and review of diagnostic and treatment difficulties

Jovan Bila'?, Jelena Dotli¢'?, Ljubisa Jovanovi¢®, Milan Doki¢', Tatjana Madic!

'University Clinical Center of Serbia, Clinic of Obstetrics and Gynecology, Belgrade, Serbia;

2University of Belgrade, Faculty of Medicine, Belgrade, Serbia;

3University Clinical Center of Serbia, Clinic of Obstetrics and Gynecology, Department of Pathology and
Medical Cytology, Belgrade, Serbia

SUMMARY

Introduction Spontaneous bilateral ectopic pregnancy is a rare condition easily overlooked or misdiag-
nosed. We present a case of spontaneous bilateral tubal ectopic pregnancy and discuss the difficulties
in diagnosing and treating such patients.

Case outline A 39-years-old patient with a history of irregular and abundant menstrual cycles complained
of pelvic pain and light bleeding after 55 days of amenorrhea. Ultrasound revealed enlarged uterus with
a myoma and a heterogenic formation with echogenic ring sign beside the left ovary. Free fluid with
clots was present in the pelvis. As the patient was hemodynamically unstable and ectopic pregnancy
was suspected, emergency laparotomy was performed. During the surgery we found that both tubes
were significantly edematous, dilated, and livid in their ampullary regions. On the left tube anterior
wall rupture 15 x 8 mm was noticeable, while right tube was intact with bleeding from its abdominal
ostium. Even though the patient was not informed about the possibility of bilateral salpingectomy, after
thorough consideration and due to the extent of tubal damage bilateral salpingectomy was eventually
performed. Histopathological analysis confirmed the presence of decidua, partially viable and partially
necrotic chorionic villi, and trophoblastic tissue in both right and left tubes.

Conclusions Careful preoperative and intraoperative examination of both Fallopian tubes as well as
the whole abdominal and pelvic cavity should be mandatory during every assessment of patients with
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INTRODUCTION

Ectopic pregnancy occurs in 1.5-2% of all
pregnancies. Even with modern diagnostic and
therapeutic tools ectopic pregnancy remains
the most common life-threatening emergency
in early pregnancy, causing significant maternal
morbidity and mortality [1, 2, 3].

The ectopic trophoblast implantation
mostly occurs in the ampullar region of one
of the Fallopian tubes. However, two or more
simultaneous gestations can occur in both of
the tubes in the same patient [1, 2]. This condi-
tion is called bilateral ectopic pregnancy and is
arare clinical entity (1 in 200,000 pregnancies)
usually associated with assisted reproduction.
Contrary, primary i.e., spontaneous bilateral
ectopic pregnancy is even more infrequent
(1/725-1580 of the ectopic pregnancies) [1-4].

We present an incidental finding of sponta-
neous bilateral tubal ectopic pregnancy during
urgent laparotomy and discuss the difficulties
in diagnosing and treatment of such patients.

CASE REPORT

A 39-years-old patient was admitted to our hos-
pital due to diffuse moderate blunt intermittent

pelvic pain during the previous three days.
Moreover, she had just started bleeding after
the period of amenorrhea, what was accompa-
nied by general weakness and coldish sweating.

The patient complained that her menstrual
cycles were irregular (25-45 days), profuse and
lasting 10-15 days since her last delivery. At the
time of examination, amenorrhea lasted for 55
days. Still, patient stated that during this period
of amenorrhea she noticed occasional spotting.
There was no past history of any risk factor that
might be linked to ectopic pregnancy (sexually
transmitted diseases, pelvic inflammatory dis-
eases, pregnancy termination, previous opera-
tions, intrauterine devices, fertility enhancing
drugs or assisted reproduction). She had two
spontaneous pregnancies followed by term
vaginal deliveries of healthy children five and
two years prior.

On examination she was pale, sweaty, and
hypotensive with a blood pressure of 90/60
mmHg and a pulse of 92 beats per minute. The
abdomen showed signs of peritoneal irritation
(tension and painfulness). Her vulva was blood-
stained and light fresh bleeding from the uterus
was visible. Gynecologic examination revealed
enlarged, softened uterus with uneven surface
and bilateral thickening of adnexal regions. The
uterus, adnexa, and the pouch of Douglas were
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Figure 1. Intraoperative and histopathological findings of bilateral ectopic pregnancy: yellow arrow points to the left Fallopian tube with tubal
pregnancy; blue arrow points to the right Fallopian tube with tubal pregnancy; white arrow points to the rupture of the anterior wall of the left
Fallopian tube; red arrows point to extrauterine chorionic villi in both tubes; green arrow points to trophoblast; black arrow points to ectopic
decidua attached to tubal wall

painful on palpation. There were no other pathological
findings. Hemoglobin and hematocrit levels were signifi-
cantly decreased (92 g/l and 30% respectively), but all other
laboratory tests were in referral range. Serum Beta human
chorionic gonadotropin (HCG) was 14,750 TU/1L.

Ultrasound scan showed enlarged uterus 98 x 65 x 80
mm, with a myoma 43 x 35 mm on the right lateral and
posterior wall. The endometrium was 14 mm thick with
no signs of intrauterine gravidity. The left ovary was 36 x
23 mm in diameter with a follicle sized 19 mm. Next to
the left ovary a heterogenic formation sized 39 x 35 mm
with echogenic ring sign, suspected of ectopic gestational
sack was seen. The right ovary was 34 x 32 mm in diameter
with the largest follicle of 13 mm. Free fluid with blood
cloths was presented in the Douglas pouch.

Considering the patient’s condition, clinical, and ul-
trasound signs of ectopic pregnancy accompanied by
abdominal hemorrhage, we performed an emergency

Srp Arh Celok Lek. 2023 Sep-Oct;151(9-10):596-600

laparotomy. The patient was informed about her condition
and findings, the need for urgent surgery and the possibil-
ity of removing the left Fallopian tube. During surgery;,
we astonishingly found that both tubes were significantly
edematous, dilated (right 37 x 32 mm and left 35 x 44
mm) and livid in their ampullar segments (Figure 1). Both
tubes fell into the Douglas pouch and blood was dripping
from the ruptured anterior wall (15 x 8 mm in diameter)
of the left Fallopian tube. The right tube was intact but still
small amount of blood was observed on the fimbrial end.

Because of the extent of tubal damage left salpingec-
tomy had to be performed using Covidien LigaSure 5 mm
Sealer/Divider® (Medtronic, Dublin, Ireland) coagulation.
Right salpingotomy just above the dilated part of the tube
and evacuation of ovular tissue from the Fallopian tube was
attempted, but it was followed by abundant bleeding from
the site of the salpingotomy. Consequently, after consider-
ing patients’ hemodynamic instability and that she already
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had two normal childbirths, it was decided to perform
the right salpingectomy as well. Upon this, hemodynamic
stability was achieved.

Histopathological analysis confirmed the presence of
decidua, partially viable and partially necrotic chorionic
villi, and trophoblastic tissue in both right and left tubes
(Figure 1). The postoperative course was uneventful, and
the patient fully recovered. The patient was informed about
an unexpected finding and the course of the operation
as this life-threatening condition required to extend the
procedure, with which she consented.

The authors declare that the article was written ac-
cording to ethical standards of the Serbian Archives of
Medicine as well as ethical standards of medical facilities
for each author involved. No personal data of the patient
were presented in the manuscript.

The patient’s written consent was obtained for the writ-
ing of this case report.

DISCUSSION

The typical risk factors for ectopic pregnancy include
sexually transmitted diseases, endometriosis, and surgical
intervention in the pelvis and abdomen that all can cause
damage of the endosalpinx or adhesions that incorpo-
rate the Fallopian tubes. Also, Miillerian malformations,
hormonal imbalances, late and multiple ovulations, en-
dometrial tissue movements, tubal transmigration of the
fertilized ovum, history of previous ectopic pregnancy,
tobacco smoking, etc. [5, 6, 7]. In recent decades, one of
the most common causes of ectopic pregnancy is assisted
reproduction techniques especially those with ovulation
induction. On the other hand, in the case of spontane-
ous bilateral tubal pregnancy, a spontaneous ovulation of
two or more oocytes or the early embryo division must
occur which is quite rare [4, 6]. Therefore, a personal or
family history of twinning and the use of fertility drugs
are considered to increase the risk of spontaneous ecto-
pic pregnancy. Still, approximately half of women with
ectopic pregnancies do not have any known risk factors
[1, 2]. Our patient also had no major risk factors. Her
only complaints were irregular cycles in past two years
that implied hormonal disturbance. Her endocrinological
status was still under the evaluation at the time of bilateral
ectopic pregnancy occurrence. Moreover, abundant bleed-
ing and anemia could imply on the cycle disturbances due
to uterine myoma.

The majority of all ectopic pregnancies (up to 97%) are
localized in the Fallopian tubes especially in their ampullar
region (80%) [5]. The same is for bilateral tubal ectopic
pregnancy that is ampullar in 73% of cases, and around
70% are unruptured at the time of diagnosis [1, 2, 8]. The
gestational age of bilateral ectopic pregnancy at the time
of diagnosis is usually 5-13 gestational weeks [1, 2, 8].
Our patient was in the sixth gestational week and had a
typical, ampullar localization of ectopic pregnancy in both
Fallopian tubes. Moreover, while one tube was intact, the
other had already ruptured causing hematoperitoneum.
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The most common symptoms/signs of ectopic preg-
nancy incorporate the triad of amenorrhea, vaginal bleed-
ing, and pelvic pain. As the condition progresses with the
rupture of the tubes, patients develop abdominal bleeding,
acute abdomen, and finally hemorrhagic shock [6, 9]. The
majority of patients with bilateral ectopic pregnancy have
similar presentation and findings to those with a unilateral
ectopic pregnancy, which makes the early diagnosing of
bilateral tubal pregnancy particularly challenging [10-13].
Clinical analysis of our patient confirmed classical signs
and symptoms of ectopic pregnancy. However, at that mo-
ment there were no indications for bilateral tubal affection.
Moreover, due to irregular menstrual cycles the patient did
not suspect pregnancy at all, which delayed the diagnosis.

Thorough gynecological examination with detailed
transvaginal ultrasound scan can usually detect ectopic
pregnancy in around 90% of cases [1, 2]. Color Doppler
increases the ultrasound diagnostic accuracy even more
[7, 8]. However, bilateral ectopic pregnancy is easily over-
looked even when unilateral one is diagnosed due to the
fact that ultrasound finding explains all of the clinical
symptoms [4, 7]. Furthermore, different uterine and ad-
nexal pathologies could mislead the interpretation of the
ultrasonographic findings [12].

Moreover, the Beta HCG serum levels are not reliable
in these cases. Generally, in case of ectopic pregnancy Beta
HCG levels are increased, but their amplification pro-
gresses slower than in the healthy intrauterine pregnancy.
Studies have also shown that in patients with bilateral ecto-
pic pregnancy Beta HCG levels could be either significantly
higher, or in the referral range for the gestational week, just
like in our case [7, 8, 9].

Consequently, bilateral tubal ectopic pregnancy is usual-
ly confirmed only intraoperatively upon careful inspection
of both tubes. Missed diagnosis could delay the treatment
and worsen prognosis, making it a life-threatening con-
dition [6, 7, 14]. In this case, we missed the ectopic preg-
nancy in the right tube by the transvaginal ultrasound as
it was superposed by the myoma of the right uterine wall.

The treatment of ectopic pregnancy includes medica-
tions or surgical approaches that are selected according
to patients’ general condition, extent of tubal damage,
and need for fertility preservation [6, 14, 15]. However,
due to its rarity, currently there are no adequate proto-
cols for bilateral tubal ectopic pregnancy management
[6]. Although there were patients efficiently treated with
Methotrexate, the success rate was not satisfactory because
the levels of Beta HCG were higher than the permissible
for Methotrexate application at the time of diagnosis [1, 5,
6]. It is still unclear whether the usual dose of Methotrexate
used for unilateral tubal ectopic pregnancy should or
should not be increased in the case of bilateral one [1, 5, 6].

According to current guidelines, surgical treatment of
ectopic pregnancy should be performed in case of significant
abdominal pain, adnexal mass of 35 mm or larger, positive
fetal heartbeat, and/or Beta HCG levels over 5000 mIU/
ml [4]. It includes salpingectomy (removal of the affected
tube if it is ruptured and significantly damaged) or salpin-
gotomy (conservative method of pregnancy removal with
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tubal preservation when the tubes have remained intact and
in patients who wish to preserve fertility). Laparoscopy is
method of choice for majority of these patients [1, 4, 5, 6].
The choice of treatment for patients with bilateral tubal
ectopic pregnancy in which both tubes are damaged is nev-
er easy, especially in nulliparous young women when diag-
nosis is intraoperatively established [11, 12, 13]. Thus, it is
advisable that in all cases of ectopic pregnancies patients
should be informed of all potential treatment options and
complications, and their consent is obtained before sur-
gery [1]. In patients with bilateral tubal ectopic pregnancy
bilateral salpingostomy is performed in 42%, bilateral sal-
pingectomy in 33%, and combination of salpingostomy
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and salpingectomy in 25% of cases, mostly by laparotomy
in more urgent and complex situations [6, 14, 15]. We had
to perform bilateral salpingectomy as the patient was he-
modynamically unstable during the operation, and taking
into account that she had already had two healthy children.

In conclusion, the presented case highlights the fact
that careful preoperative and intraoperative examina-
tion of genital organs, both Fallopian tubes, as well as the
whole abdominal and pelvic cavity should be routine and
mandatory during assessment of all patients with ectopic
pregnancy.
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CnoHTaHa bunatepanHa TybapHa TpyaHoha — npukas cayvaja u rewkohe y

AUjarHOCTULY U Neyetby

JoBaH buna'? JeneHa fotiuh'?, Jby6uiua JoBaHoBuh?, Munan Jokuh', TatjaHa Maguh'
'YHUBEP3UTETCKN KNMHWUYKY LeHTap Cpbuje, KnuHuka 3a ruHekonorujy v akywepctso, beorpag, Cpbuja;

2Ynusepautet y beorpagy, MegnunHcku pakyntet, beorpag, Cpbuja;

YHnBep3nUTeTCKI KNUHUYKY LieHTap Cpbuje, KnuHuKa 3a ruHekonorujy 1 akywwepctso, Cyx6a 3a natonorujy 1 MeauunHCKy LMTONOrujy,

Beorpag, Cpbuja

CAMETAK

YBopg CrioHTaHa 6unatepanHa ekTonnyHa TpyaHoha je peTko
CTakbe Koje ce Nako NPeBVAN UK MOFPELLHO [NjarHOCTHKYje.
MpepcTaB/bamo Ciyyaj CnoHTaHe bunatepasnHe TybapHe ekTo-
nnyHe TpyaHohe 1 pa3maTtpamo notelwkohe y AnjarHoCcTLm 1
neyerby TaKBMX MaLMjeHTKMHbA.

Mpukas cnyyaja MNaumnjeHTkMba cTapa 39 rognHa ca MCToprjom
HenpaBUIHUX 1 OOMHUX MEHCTPYANTHMX LIMKAYCa Xanuna ce Ha
601 y KapLV 1 OCKYAHO BarMHaNHO KpBaperbe HaKoH 55 AaHa
ameHopeje. YnTpa3ByKkom je yTBpheHa yBehaHa matepuua ca
MVOMOM 1 XeTeporeHa GopmaLirija ca eXxoreH!M NpPCcTeHacTUM
ofijjeKoM MopefA NEeBOT jajHKKa. Y Kapnmum je 6una npucyTHa
cnobofHa TEYHOCT ca Koarynymvma. MoLwTo je nauujeHTKrba
6111a XeMOMHAMCKI HecTabuiHa 1 CyMHaslo Ce Ha EKTOMUYHY
TpyaHohy, ypaheHa je xiTHa nanapotomuja. Tokom onepavyje
YOUeHO je fla cy oba jajoBofa 6una efemaTo3Ha, NpoLuvipeHa 1
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NVBUAHA Y CBOjV M aMny/apHUM cermeHTMa. Ha ieBom jajosoay
je npumeheHa pynTtypa npeamer 3uga 15 x 8 mm, ook je fecHu
jajoBop 6110 MHTaKTaH, ca KpBaperem 13 abOMMHANHOT OTBO-
pa. Mlako nauujeHTKuba Huje 6una obaBeluTeHa o MoryhHoCTY
6unatepasnHe cannuHrekTomuje, 36or cteneHa owTeheka jajo-
BOfla, NoC/ie AeTa/bHOT pa3maTtpatba ypaheHa je bunatepanta
CannuHreKTommja. XriCTonaTosIoWKOM aHaIM30M NoTBpHeHo
je npucycTBo feumnaye, AENUMAYHO BUjaBUITHNX U AENVMUYHO
HEKPOTUYHIIX XOPVMOHCKIX pecrLia, Kao 1 TpodpobnacTHOr TKMBa
y NeBOM 1 IeCHOM jajOBOAY.

3aksbyuak Ko naumjeHTKHba ca eKTONUYHOM TpyaHohom
HEeOMXoAHa je Nax/b1Ba NpeornepaTrBHa 1 MHTPaonepaT1BHa
eBasyalyja Kako yHyTpaLlHbUX reHUTaHUX OpraHa, Tako 1 Lene
marne Kapnauue v TpbyLlHe ayrnibe.

KrbyuHe peuu: ektonvyHa TpyaHoha; 6unatepasnHa; CoHTaHa;
[MjarHo3a; neyere
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