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1  |  INTRODUCTION

Isthmoceles, also known as scar defects at the isthmus 
uteri or cesarean scar defects, are found to be associated 
with spate of gynecological and obstetrical issues, often 
after cesarean delivery.1– 4 With the incidence ranging 
from 6.9% to 69%, the presence of an isthmocele is associ-
ated with morbidly adherent placenta, cesarean scar ecto-
pic pregnancy, or uterine rupture.5,6

Here, we report a rare case of ectopic pregnancy in an 
isthmocele in a 23- year- old woman.

2  |  CASE REPORT

A 23- year- old P1 A1 woman presented with irregular per 
vaginal (PV) bleeding for 2 months. She underwent emer-
gency lower section cesarean section (LSCS) 20 months 
back for fetal distress and resumed her regular menstrual 
cycle after 6  months of delivery, but at 17 months post- 
delivery she had heavy menstrual bleeding associated 

with dizziness. Patient underwent dilatation and evacu-
ation twice and even required blood transfusion before 
visiting our center.

On clinical examination, the hemodynamic state was 
stable and abdominal palpation was unremarkable. Per- 
speculum examination showed no bleeding and bimanual 
examination revealed normal sized, retroverted, and mo-
bile uterus without any lateral mass.

Urine pregnancy test was positive and serum beta- 
human chorionic gonadotropin level was 55.06 μmol/L. 
Transvaginal ultrasound showed a defect at the region 
of cesarean incision site being replaced by cystic lesion 
in anterior and right side with no vascularity noted 
within, with differential diagnosis of an isthmocele as 
shown in Figure 1. Magnetic resonance imaging (MRI) 
revealed 3.2  × 2.4  × 2.9  cm non- enhancing lesion in 
anterior myometrium with extension to the endome-
trial cavity through a focal defect in the lower uterine 
segment with the intact serosa, features likely of con-
tained rupture at previous cesarean scar site as shown 
in Figure 2.
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Abstract
An infrequent form of ectopic pregnancy, pregnancy in an isthmocele can be haz-
ardous due to hemorrhage or uterine rupture. With no clear guidelines for the 
management of this condition, surgery is the preferred option.
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She underwent laparotomy which revealed 2  × 2  cm 
bluish bulge at the previous scar site as shown in Figure 3. 
Upon incising the bulge, brownish product of conception 
like material was revealed as depicted in Figures 4 and 5. 
The scar tissue was removed as shown in Figure 6 and the 
margins were freshened. The uterine cavity was difficult 
to visualize so, uterine sound was inserted and the uter-
ine incision was closed in two layers as shown in Figure 7. 
Histopathological examination of brownish material ob-
tained after incising the bulge revealed to be the product 
of conception.

The postoperative period was uneventful and she was 
discharged on the 3rd postoperative day. During the fol-
low- up examination, she is doing well 6  months after 
surgery.

3  |  DISCUSSION

An isthmocele is described as a triangular hypoechoic 
zone at the site of the prior cesarean scar and consti-
tutes an insufficient mending of the myometrium.7 The 

F I G U R E  1  Trans vaginal ultrasonography shows an anechoic 
defect (red asterisk) in cesarean incision site.

F I G U R E  2  Axial image of magnetic resonance imaging (MRI) 
of abdomen/pelvis shows loss of myometrial continuity (red arrow) 
with blood clot (purple asterisk) and intact serosa (green arrow). 
Bowels (red asterisk) and bladder (green asterisk) are also seen.

F I G U R E  3  Per operative image showing bulge at the previous 
scar site (black asterisk).

F I G U R E  4  Per operative image showing brownish material 
exposed after incising the bulge present at the previous scar site 
(black asterisk).

F I G U R E  5  Gross specimen of removed scar tissue.
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estimated incidence of pregnancy with a cesarean defect 
lies between 1/1800 and 1/2216, constituting 6.1% of all 
ectopic pregnancies with at least one prior cesarean sec-
tion done.8 Although some women with an isthmocele are 
asymptomatic, others may have symptoms like postmen-
strual spotting, contorted PV bleeding, ceaseless brown 
discharge, lengthened menstruation, chronic pelvic pain, 
and secondary infertility.9– 12 In our case, the patient had 
irregular PV bleeding as a presenting symptom.

The invasion of blastocyst into the uterine musculature 
through the micro defect in hysterotomy scar has been hy-
pothesized as the underlying pathophysiological mecha-
nism for the development of pregnancy in an isthmocele.13 
After analysis of 26 patients with cesarean scar defect, 
Gubbini et al.14 reported that the defects appeared ante-
riorly, near the right side. Our patient also had the defect 
anteriorly near the right side per trans vaginal ultrasound 
which was validated in laparotomy. This could be due to 

the right inner edge of the myometrial incision being a 
blind spot because conventionally, the surgeon stands on 
the patient's right.14 Hence, to reduce interspaces when 
suturing the inner edge of the cesarean incision at uterine 
closure, more scrutiny should be given.14

Irregular PV bleeding and/or heavy menstrual bleeding 
associated with an isthmocele as present in our case can be 
due to reduced contractility in the lower uterine segment 
slowing the drainage of menstrual blood or the blood col-
lecting in the cavity with unhurried subsequent drain-
age.15,16 Further various endometrial abnormalities such 
as division and breakdown of endometrium, protruding 
congested endometrium, and incorporation of endome-
trium within the scar can also lead to abnormal bleeding 
in cesarean scar defects.4,17 Slow seepage of menstrual 
blood as well as endometrial abnormalities can affect 
sperm swim- up and their survival and can lead to infer-
tility together with interference to embryo implantation.11

The most pivotal technical facet of an isthmocele is the 
correct discerning of the defect which usually requires a 
combination of surgery and one or more of various pro-
cedures such as transvaginal ultrasound, MRI, hystero-
salpingography, hysteroscopy, and sonohysterography 
performed prior to surgery.7,8 Because of the rarity of the 
condition, there are no specific exhortations for therapeu-
tic interventions.8 Treatment, whether medical or surgical, 
is based on taking consideration of the gestational age, the 
availability of therapeutic means, the patient's inclination 
for future fertility, the experience of the therapeutic team, 
and the complications of first- line therapy.8 Medical treat-
ment focuses on the dispensation of methotrexate locally 
or systemically while surgical treatment options such as 
operative hysteroscopy, conventional or robotic- assisted 
laparoscopic surgery, laparotomy, and vaginal surgery 
have been described.8,18– 21 Laparotomy and laparoscopy 
can permit complete excision of the scar and evacuation 
of trophoblastic tissue.8 Our patient underwent laparot-
omy with removal of scar tissue and product of concep-
tion, and finally closure of uterine incision.

There are studies which have highlighted the technique 
of closure of uterine incision as a risk factor for cesarean 
scar defect.22– 25 Furthermore, multiple cesarean sections 
also help to increase the incidence of isthmus uteri.26 The 
double layer uterine closure along with endometrial su-
turing can be considered as the finest way to avert scar 
defects.25,26

There remains about a 5% chance of recurrence of ce-
sarean scar pregnancy in women with a past history of ce-
sarean scar ectopic pregnancy.27 Time frame for initiating 
a new pregnancy in these women ranges from 2 months to 
2 years.27 Pregnancies have been described in women with 
a past history of cesarean scar ectopic pregnancy and since 
there is high chance of uterine rupture, elective cesarean 

F I G U R E  6  Gross specimen of product of conception like mass 
removed after incising the bulge present at previous scar site.

F I G U R E  7  Per operative image showing uterus after the repair 
of isthmocele.
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section is the preferred mode of delivery done as soon as 
acceptable pulmonary maturity is reached.27

4  |  CONCLUSION

With the rise in cesarean section rates throughout the 
world, there is likelihood of confronting unorthodox ce-
sarean scar defects including rare entities like pregnancy 
occurring in the uterine niche. Early accurate diagnosis 
can be possible if isthmocele is kept in mind while deal-
ing with post cesarean cases presenting with unexplained 
bleeding, thereby leading to appropriate diagnostic and 
therapeutic interventions.
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