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Case Report

Cervical Twin Heterotopic Pregnancy: Overview of Ectopic
Pregnancies and Scanning Detection Algorithm
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Abstract: Background: Ectopic pregnancy is the leading cause of gestation-related deaths during
the first trimester. Cervical twin heterotopic pregnancies, when ectopic, constitute a small and rare
part of gynecological surgery. Case Presentation: A 30-year-old pregnant woman (gravida 3, para 2)
presented with mild pain in the lower abdomen and traces of bleeding per vaginum for three days.
Transvaginal ultrasonography revealed a balloon-shaped cervical canal with a visible gestational sac
measuring 3.5 x 3.9 cm. A second gestational sac was seen in the uterine cavity. The measurements
of the gestational sacs corresponded to 7 + 4 weeks’ pregnancy. A decision for medical abortion with
mifepristone and misoprostol was made. However, due to an incomplete abortion and continuous
bleeding, a curettage was performed. Conclusions: Spontaneous heterotopic pregnancy with the
ectopic pregnancy located in the cervix is an extremely rare clinical condition requiring urgent
treatment in order to reduce maternal mortality and morbidity and preserve fertility.
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1. Introduction

Spontaneous heterotopic pregnancy is a highly uncommon condition in which
an intrauterine and extrauterine gestation occur simultaneously [1]. Cervical ectopic
pregnancy (CEP) is an extremely rare condition, representing less than 0.1% of all ec-
topic pregnancies [2]. CEP is associated with high mother and embryo mortality and
advanced pregnancies may require urgent surgical intervention, and in some cases, even
a hysterectomy [3]. Diagnosis and management can be quite challenging, however, recent
improvements in ultrasound resolution and earlier detection of these pregnancies have
limited morbidity and preserved fertility [2,4]. As the treatment of choice (medical or
surgical) for CEP remains controversial, factors such as gestational age, serum (-hCG
(Beta Human Chorionic Gonadotropin) levels, fetal cardiac activity presence, and fertility
preservation play a major role in individualization of each case [4].

Herein, we present a rare case of a spontaneous unruptured cervical twin heterotopic
pregnancy treated medically in order to preserve fertility.
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2. Case Presentation

A 30-year-old pregnant Caucasian female (gravida 3, para 2) presented with mild pain
located in the lower abdomen and traces of bleeding per vaginum for three days. During
the gynecological examination, blood was found in the outer cervical os and the vagina.
Conception was achieved spontaneously.

Her previous menstrual cycle was normal and her gynecological history was unre-
markable. She had no prior abdominal operations, and her past medical/surgical history
revealed no allergies or co-morbidities; her blood group was Rhesus B (+) positive. Her
obstetric history included two single pregnancies that were both delivered by a lower
segment uterine section five and three years ago. Her infection profile was negative.

Ultrasonography examination was conducted thoroughly both transabdominally and
transvaginally. The examination revealed a visible gestational sac measuring 3.5 x 3.9 cm
and a yolk sac with a fetal pole. A second gestational sac with a yolk sac and fetal pole
was seen in the uterine cavity surrounded by a thickened endometrium as expected. The
measurements of both fetal poles corresponded to 7 + 4 weeks’ pregnancy. Positive cardiac
activities were confirmed with the vaginal probe. In addition, magnetic resonance imaging
(MRI) was requested to exclude uterine scar implantation.

Following this, a decision was made for medical abortion with 200 mg of mifepristone
(mifegyne), a synthetic steroid with anti-progesteronic action, and the day after, four tablets
(800 mcg) of misoprostol (cytotec), an equivalent of the prostaglandin E1, which were
administered orally. Heavy bleeding was observed by the patient and she reported imme-
diately to the emergency room (ER). An ultrasound demonstrated incomplete expulsion of
the products of conception.

Curettage was performed to complete the abortion and control the bleeding originating
from the network formed by the ascending branches of the vaginal artery and descending
branches of the uterine artery. The bleeding was controlled with the use of a Foley balloon
catheter in the cervical canal and simultaneous vaginal ligation of the branches of the
cervical arteries in the vicinity of the external layer of the cervix.

3. Discussion

Ectopic pregnancies make up a small part of gynecological surgery, but there is
an increasing incidence worldwide, causing significant maternal morbidity and mortality,
accompanied by pregnancy loss [5-7]. In the United Kingdom, there are around 11,000 cases
reported annually (11.5 per 1000 pregnancies), with a mortality rate of 0.4 per 1000 ectopic
pregnancies [7]. A ruptured ectopic pregnancy is a life-threatening medical condition
that requires urgent surgical intervention [8]. Spontaneous extrauterine pregnancies are
considered rare, and predisposing factors include pelvic inflammatory disease (often due
to chlamydia trachomatis), tobacco smoking, prior tubal surgery, history of infertility, and
increased age [9]. Most ectopic pregnancies are detected in the fallopian tubes (90%) and
less than 1% are located in the cervix [1,5].

Clinical suspicion of extrauterine pregnancy is raised when the patient has a positive
pregnancy test, bleeding, an adnexal mass, and a conglomeration of complex fluid (sug-
gestive of blood) in the cul-de-sac anatomical area. Free fluid is a non-specific finding,
although a large amount of fluid is suggestive of an ectopic pregnancy. Complex fluid is
compatible with hemoperitoneum; this is associated with ectopic pregnancy but does not
necessarily signify tubal rupture [10].

Early detection of an ectopic pregnancy is vital, and laboratory investigation has limited
use. When an ectopic pregnancy ruptures, hemoperitoneum, a result of the rapid accumulation
of blood under pressure within the peritoneum, is an emergency situation that can lead to
hemodynamic instability and that requires urgent surgery [11]. Sonographic detection and
“final” diagnosis of an ectopic pregnancy are definitely the most difficult steps of the man-
agement process. Transvaginal ultrasonography (U/S) is a more accurate tool compared to
the abdominal alternative in cases of cervical ectopic pregnancies (CEP) [12]. The ‘sliding
sign” on transvaginal U/S can help with the differential diagnosis of an aborting intrauterine
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pregnancy residing in the cervix [12-14]. The presence of this kind of pregnancy becomes
noticeable with obturator pain. Yet, despite improvements in ultrasonography, the conse-
quences of misdiagnosis (unnecessary surgery, interruption of a normal and viable gestation)
are still likely to result [15]. A diagnostic laparoscopy is the gold standard for the diagnosis of
an ectopic gestation [16].

The uterine scar due to a previous cesarean section is closely located to the internal
os. In our case, the patient had undergone two previous cesarean sections, which partially
justified the presence of the cervical pregnancy without, however, being implanted in the
previous scar. To exclude uterine scar implantation, an MRI was performed.

Transvaginal U/S seems to be more sensitive in the definitive diagnosis of hemoperi-
toneum than culdocentesis f; we could otherwise conclude that transvaginal sonogra-
phy has to a great extent replaced culdocentesis in the evaluation of ectopic pregnancy.
Sonographic diagnosis of a cervical pregnancy is now established when a gestational sac
surrounded by a peritrophoblastic flow is observable, or when a live embryo with positive
cardiac activity is detected within the cervical canal. Moreover, the endometrium might
have a pseudogestational sac with decidual cysts around it [17]. Neither type of pain nor
the location of pain is specific for confirming the location of an ectopic pregnancy [18].
In our case, the patient presented to our external department with pain located in the
lower abdomen and vaginal bleeding (spotting) for the past three days that she did not
pay attention to, due to the fact that she had previously experienced the same symptom
without any particular findings after gynecological examination.

A negative hCG essentially excludes the diagnosis of a live pregnancy, although
a chronic ectopic pregnancy may be present. Normally, serum beta-hCG becomes positive
at around 23 menstrual days (nine days postconception). In a normal pregnancy, the hCG
doubling time is two days. In a twin pregnancy, hCG rises rapidly from the very beginning
of gestation. In ectopic pregnancy, the doubling time is prolonged. If hCG levels are
abnormally elevated, the patient might have an ectopic pregnancy [19].

Approximately 60% of surgically treated patients subsequently experience
a term pregnancy.

Heterotopic multifetal pregnancy is the co-existence of an intrauterine pregnancy with
an ectopic pregnancy. All multiple gestations should be carefully evaluated for the possibility
of an ectopic pregnancy [20]. The sac should be eccentric to the endometrial cavity. The
earliest sign of an intrauterine pregnancy is a small fluid collection in the endometrium [21].
Ectopic pregnancy will eventually lead to adverse outcomes and a decision for the intrauterine
pregnancy has to be made. In the literature, there have been described many cases of a live
birth after a successfully treated heterotopy pregnancy [1]. In our case, where the hetero-
topy pregnancy was located in the cervix, the patient decided to stop both pregnancies, and
misoprostol was administered followed by dilation and curettage due to severe bleeding.

The cervix is composed predominantly of fibrous tissue, and patients bleed profusely.
Currently, conservative treatment includes sonographically introduced local potassium chlo-
ride injection, systemic or local methotrexate, or preoperative uterine artery embolization
before dilatation and curettage, with the aim to preserve future reproductive potential [22].

4. Conclusions

Cervical twin heterotopic pregnancies, when ectopic, constitute a small part of gy-
necological surgery; delayed diagnosis and treatment can lead to mothers’” mortality and
embryo loss. Transvaginal scanning seems to be an accurate and safe way of detecting
hemoperitoneum and gaining a better look at the endometrium, while sonographic diag-
nosis is not that clear in all cases. However, the most efficient method of diagnosing and
managing ectopic pregnancies is still under investigation.

Author Contributions: AK,,Z.F, M.D,, TN., AS, A.AS, M.T.,, M.S. and E.N K. contributed to study
conception and design. A.K., EIN.K. and A.S. were responsible for overall supervision. AK., AP,
A.AS. and G.T. drafted the manuscript, which was revised by E.N.K. All authors have read and
agreed to the published version of the manuscript.



Medicina 2021, 57, 969 4 of 4

Funding: This research did not receive any specific grant from funding agencies in the public,
commercial or not-for-profit sectors.

Institutional Review Board Statement: The manuscript meets the all the criteria of the Declaration
of Helsinki.

Informed Consent Statement: Written informed consent was obtained from the patient for the
publication of this case report.

Data Availability Statement: Data are available upon reasonable request.

Acknowledgments: The authors are grateful to all who provided assistance during the preparation
of this manuscript.

Conflicts of Interest: The authors declare that they have no competing interest.

References

1.

10.
11.

12.
13.

14.

15.

16.

17.

18.

19.

20.
21.

22.

Ntounis, T.; Fasoulakis, Z.; Koutras, A.; Diakosavvas, M.; Bourazan, A.; Pagkalos, A.; Samara, A.A.; Kontomanolis, E.N. Heterotopic
tubal pregnancy with a naturally conceived live twin intrauterine pregnancy in a patient with systemic lupus erythematosus:
A case report. Case Rep. Women’s Health 2021, 32, e00348. [CrossRef]

Singh, S. Diagnosis and management of cervical ectopic pregnancy. . Hum. Reprod. Sci. 2013, 6, 273-276. [CrossRef] [PubMed]
Takeda, K.; Mackay, J.; Watts, S. Successful Management of Cervical Ectopic Pregnancy with Bilateral Uterine Artery Embolization
and Methotrexate. Case Rep. Emerg. Med. 2018, 2018, 9593824. [CrossRef]

Ozcivit, LB.; Cepni, I.; Hamzaoglu, K.; Erenel, H.; Madazli, R. Conservative management of 11 weeks old cervical ectopic
pregnancy with transvaginal ultrasound-guided combined methotrexate injection: Case Report and Literature Review. Int. J.
Surg. Case Rep. 2020, 67, 215-218. [CrossRef]

Elmoheen, A ; Salem, W.A ; Eltawagny, M.; ElImoheen, R.; Bashir, K. The Largest Tubal Pregnancy: 14th Week. Case Rep. Obstet.
Guynecol. 2020, 2020, 4728730. [CrossRef] [PubMed]

Sivalingam, V.; Duncan, W.C,; Kirk, E.; Shephard, L.A.; Horne, A.W. Diagnosis and management of ectopic pregnancy. J. Fam.
Plan. Reprod. Health Care 2011, 37, 231-240. [CrossRef]

Taheri, M.; Bharathan, R.; Subramaniam, A.; Kelly, T. A United Kingdom national survey of trends in ectopic pregnancy
management. |. Obstet. Gynaecol. 2014, 34, 508-511. [CrossRef]

Hoover, KW.,; Tao, G.; Kent, C.K. Trends in the Diagnosis and Treatment of Ectopic Pregnancy in the United States. Obstet.
Guynecol. 2010, 115, 495-502. [CrossRef] [PubMed]

Marion, L.L.; Meeks, G.R. Ectopic pregnancy: History, incidence, epidemiology, and risk factors. Clin. Obstet. Gynecol. 2012, 55,
376-386. [CrossRef] [PubMed]

Parker, V.L.; Srinivas, M. Non-tubal ectopic pregnancy. Arch. Gynecol. Obstet. 2016, 294, 19-27. [CrossRef]

Alkatout, I.; Honemeyer, U.; Strauss, A.; Tinelli, A.; Malvasi, A.; Jonat, W.; Mettler, L.; Schollmeyer, T. Clinical Diagnosis and
Treatment of Ectopic Pregnancy. Obstet. Gynecol. Surv. 2013, 68, 571-581. [CrossRef]

Rathod, S.; Samal, S.K. Cervical ectopic pregnancy. J. Nat. Sci. Biol. Med. 2015, 6, 257-260. [CrossRef]

Jurkovic, D.; Hacket, E.; Campbell, S. Diagnosis and treatment of early cervical pregnancy: A review and a report of two cases
treated conservatively. Ultrasound Obstet. Gynecol. 1996, 8, 373-380. [CrossRef] [PubMed]

Hajenius, PJ.; Mol, E; Mol, B.W].; Bossuyt, PM.; Ankum, W.M.; Van Der Veen, E. Interventions for tubal ectopic pregnancy.
Cochrane Database Syst. Rev. 2007, 2007, CD000324. [CrossRef] [PubMed]

Chetty, M.; Elson, J. Treating non-tubal ectopic pregnancy. Best Pract. Res. Clin. Obstet. Gynaecol. 2009, 23,
529-538. [CrossRef] [PubMed]

Murray, H.; Baakdah, H.; Bardell, T.; Tulandi, T. Diagnosis and treatment of ectopic pregnancy. Can. Med. Assoc. J. 2005, 173,
905-912. [CrossRef]

American College of Obstetricians and Gynecologists” Committee on Practice Bulletins—Gynecology. ACOG Practice Bulletin
No. 193: Tubal Ectopic Pregnancy. Obstet. Gynecol. 2018, 131, €91-e103, Erratum in Obstet. Gynecol. 2019, 133, 1059. [CrossRef]
Long, Y.; Zhu, H.; Hu, Y,; Shen, L; Fu, J.; Huang, W. Interventions for non-tubal ectopic pregnancy. Cochrane Database Syst. Rev.
2020, 7, CD011174. [CrossRef]

Gun, M.; Mavrogiorgis, M. Cervical ectopic pregnancy: A case report and literature review. Ultrasound Obstet. Gynecol. 2002, 19,
297-301. [CrossRef]

Talbot, K.; Simpson, R.; Price, N.; Jackson, S.R. Heterotopic pregnancy. J. Obstet. Gynaecol. 2011, 31, 7-12. [CrossRef]

Soriano, D.; Shrim, A.; Seidman, D.S.; Goldenberg, M.; Mashiach, S.; Oelsner, G. Diagnosis and treatment of heterotopic pregnancy
compared with ectopic pregnancy. |. Am. Assoc. Gynecol. Laparosc. 2002, 9, 353-358. [CrossRef]

Goldstein, ].S.; Ratts, V.S.; Philpott, T.; Dahan, M. Risk of Surgery After Use of Potassium Chloride for Treatment of Tubal
Heterotopic Pregnancy. Obstet. Gynecol. 2006, 107, 506-508. [CrossRef] [PubMed]


http://doi.org/10.1016/j.crwh.2021.e00348
http://doi.org/10.4103/0974-1208.126312
http://www.ncbi.nlm.nih.gov/pubmed/24672169
http://doi.org/10.1155/2018/9593824
http://doi.org/10.1016/j.ijscr.2020.01.020
http://doi.org/10.1155/2020/4728730
http://www.ncbi.nlm.nih.gov/pubmed/32518701
http://doi.org/10.1136/jfprhc-2011-0073
http://doi.org/10.3109/01443615.2014.910181
http://doi.org/10.1097/AOG.0b013e3181d0c328
http://www.ncbi.nlm.nih.gov/pubmed/20177279
http://doi.org/10.1097/GRF.0b013e3182516d7b
http://www.ncbi.nlm.nih.gov/pubmed/22510618
http://doi.org/10.1007/s00404-016-4069-y
http://doi.org/10.1097/OGX.0b013e31829cdbeb
http://doi.org/10.4103/0976-9668.149221
http://doi.org/10.1046/j.1469-0705.1997.08060373.x
http://www.ncbi.nlm.nih.gov/pubmed/9014275
http://doi.org/10.1002/14651858.CD000324.pub2
http://www.ncbi.nlm.nih.gov/pubmed/17253448
http://doi.org/10.1016/j.bpobgyn.2008.12.011
http://www.ncbi.nlm.nih.gov/pubmed/19230785
http://doi.org/10.1503/cmaj.050222
http://doi.org/10.1097/AOG.0000000000002560
http://doi.org/10.1002/14651858.cd011174.pub2
http://doi.org/10.1046/j.1469-0705.2002.00559.x
http://doi.org/10.3109/01443615.2010.522749
http://doi.org/10.1016/S1074-3804(05)60416-1
http://doi.org/10.1097/01.AOG.0000175145.23512.5e
http://www.ncbi.nlm.nih.gov/pubmed/16449166

	Introduction 
	Case Presentation 
	Discussion 
	Conclusions 
	References

