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Fetal Entrapmentin the Myometrium Caused
by Ectopic Implantation Post Myomectomy

Fetal entrapment in myometrial dehiscence after myomectomy has been rarely reported. A 38-year-
old woman, gravida 4, parity 2, with suspected amniotic or adhesion band was referred to our hos-
pital at 234/7 weeks. She had undergone open myomectomy and cesarean delivery twice. Ultraso-
nography revealed two separate compartments divided by a septum-like structure with a small
orifice. Magnetic resonance imaging (MRI) finding suggested an ectopic implantation on the en-
dometric and myometrial dehiscence. At 25 weeks, the thoracic cage and umbilical cord escaped
through the orifice. Emergent cesarean delivery and subtotal hysterectomy were performed for the
placental increta at the myometrial dehiscent site. In fetal entrapment in myometrial dehiscence, MR
is valuable for the assessment of the fetus and spatial arrangement in the uterine cavity.
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Introduction

The risk of uterine rupture or dehiscence in pregnant women with prior myomectomy
1s relatively well recognized. According to the literature and meta—analysis, the risk of
uterine rupture after laparoscopic myomectomy is 0.75%, similar to that of laparotomic
myomectomy.' A recent single—center study in Korea also showed that in 523 pregnancies,
uterine rupture after laparoscopic myomectomy occurred in 0.6% (3 cases); miscarriage,
in 13%; and preterm delivery, in 10.4%.” Uterine rupture after a previous uterine surgery
can manifest as a frank rupture or dehiscence. Unlike frank rupture, uterine dehiscence
is incidentally observed at the time of cesarean delivery.® However, fetal entrapment in
myometrial dehiscence after myomectomy is rarely reported. Here, we present the diagnosis
and management of a stuck fetus in the myometrium, which was initially suspected as an

intrauterine adhesion band, in a woman with a history of myomectomy.

Case

A 38-year-old woman, gravida 4, parity 2, was referred to our clinic at 234/7 weeks for
the evaluation of an abnormal pregnancy with suspected amniotic or adhesion band. She
had undergone an open myomectomy due to a fist—sized myoma. Her obstetric history
indicated that she had undergone dilatation and curettage twice, once due to artificial
abortion at 5 weeks and the other for spontaneous abortion at 7 weeks, and cesarean delivery
twice, which were both uneventful. Ultrasonographic examination at 20 weeks at a local
clinic revealed a complete septum-like structure suspected as uterine synechia, while that
performed in our center also revealed a horizontal synechia or band-like structure in the upper
third of the uterus (Fig. 1). Two separate compartments were found; the upper pocket where

the fetus was stuck showed nearly absent amniotic fluid, and the lower pocket was mainly
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filled with amniotic fluid. The deepest pocket in the upper and
lower compartments was 1.1 and 14.6 cm deep, respectively.
The diameter and band thickness of the orifice between the two
compartments were 3.3 and 0.7 cm, respectively, and the left
shoulder of the fetus protruded through the band orifice but
could move up and down while showing moderate edema. The
patient was hospitalized for lower abdominal discomfort and
continuous fetal surveillance.

Fetal magnetic resonance imaging (MRI) performed the follo-
wing day after admission indicated that the pregnancy was based
on an ectopic implantation probably through the endometric and
myometrial dehiscence, and the main amniotic sac was herniated
into the original uterine cavity as the fetus grew (Fig. 2). We as-

sumed an extrauterine adhesion due to abnormal ectopic implant-
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ation. The amniotic sac was herniated through the myometrial
dehiscence into the original uterine cavity.

Finally, at 25 weeks, not only the fetal arm but also part of the
thoracic cage and umbilical cord escaped through the orifice. The
fetal heartbeat showed recurrent variable deceleration followed
by prolonged deceleration of approximately 60 beats per minute
(bpm) for 15 minutes. Therefore, an emergent cesarean delivery
was performed via a vertical incision in the upper compartment
of the uterus. A male neonate weighing 790 g was delivered,
with an Apgar score of 1 at 1 minute and 5 at 5 minutes. We
could not take a cord blood sample because of umbilical cord
collapse. As the placental increta was complicated and the
patient did not want further pregnancy, a subtotal hysterectomy

was performed. She remained hemodynamically stable with a
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Fig. 1. Ultrasonographic images. (A) A horizontal band-like structure in the upper third of the uterus. (B) The fetal
left shoulder protruding into the herniated amniotic sac through the small orifice. Accordingly, the herniated left
upper arm (arrows) appears edematous because of the entrapment.

Fig. 2. Fetal T2-weighted magnetic resonance images. (A) The main amniotic sac is herniated into the original in-
trauterine cavity. The left shoulder (arrow) is edematous because it passes out through the small myometrial dehi-
scence. (B) The fetus is entrapped within the myometrial dehiscence, resulting from an ectopic implantation.
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postoperative hemoglobin level of 10.4 g/dL. and was discharged
on postoperative day 4. Unfortunately, the baby died 15 days
after birth because of severe pulmonary hypoplasia and proven
late—onset neonatal sepsis caused by Staphylococcus aureus.
According to the pathological examination of the uterus, the
right upper mid-portion of the uterine cavity demonstrated
a myometrial dehiscence rather than an intrauterine adhesion
band, forming the second uterine cavity connected to the original
one by a narrow opening (Fig. 3). The placental disc adhered
and invaded the myometrium surrounding the dehiscent site.
The placental tissue showed increased syncytial knots and large
fetal vessels with thrombi, suggesting maternal underperfusion
and fetal thrombotic vasculopathy; however, neither acute cho-

rioamnionitis nor funisitis was observed.

Discussion

We report an unusual case of fetal entrapment secondary to an
ectopic implantation in a patient with a previous myomectomy.
Most ectopic implantation (95%) occur in the ampulla, infundibular,

and isthmic segments of the fallopian tube. Fewer than 5% of
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ectopic implantation occur in the interstitial segment of the fal-
lopian tube, cervix, and anterior lower uterine segment of the
cesarean delivery scar, ovary, or peritoneal cavity.! Herein, we
report a case of implantation in the myometrial dehiscence site
that was confirmed by gross pathological examination.

Through a search on PubMed (English language; through
April 2020; search terms: “uterus,” “dehiscence,” “synechia,”
“fetal,” and “entrapment,” both individually and with several
combinations), we identified four references on intrauterine
fetal entrapment. In 2003, Deering et al.” reported a case with
intrauterine head entrapment of the second twin by uterine sy-
nechia that progressed to fetal distress with a cesarean delivery.”
In 2016, Bouet et al.’ published a case with fetal legs in a large
herniated amniotic sac through a 2.5-cm uterine dehiscence in a
patient who had five previous cesarean deliveries.’ In 2017, fetal
leg entrapment was reported in a patient with uterine diverti-
culum secondary to a previous uterine instrumentation compli-
cated by compartment syndrome and rupture of the diverticular
portion.” In the three previous cases, the patients were previously
indicated for uterine surgery such as uterine curettage or ce-
sarean delivery. One case without surgical intervention was

fetal entrapment secondary to the compartmentalization due to a

Fig. 3. Gross findings of the uterus. (A) (Coronal section, mid-portion) The white arrowheads indicate the second
uterine cavity created by the myometrial dehiscence. The original endometrial cavity at the left lower portion is
covered by hemorrhagic decidua but shows no adhesion. (B) (Cross section) Placental increta confirmed on the
basis of the placental remnants adhering to and invading the myometrium at the uterine dehiscent site (arrows).
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submucosal myoma.8 To our best knowledge, this is a rare case
of fetal entrapment with ectopic implantation in myometrial de-
hiscence.

A herniated amniotic sac, which is a fetal membrane bulging
into the abdominal cavity, is an unusual manifestation of uterine
rupture or dehiscence during pregnancy. According to a study
by lemura et al.” who summarized 24 cases of herniated amnio-
tic sac, 21 patients had a history of cesarean delivery, uterine
curettage, and myomectomy,” whereas 2 patients had no prior
Intrauterine intervention and the remaining patient had only a
history of amniocentesis. Mishina et al." also reported a case
without a history of intrauterine intervention except amniocen-
tesis after that amniotic sac was prolapsed through the small
uterine wall defect.'” In these cases, the fetus was in the intrau-
terine cavity and herniated amniotic sac was located in the abdo-
minal cavity. Our case is the reverse of the above—-mentioned
cases in terms of herniation, that is, ectopic implantation in the
myometrial dehiscence caused fetal entrapment and herniation
of the amniotic sac into the original intrauterine cavity. As the
amniotic fluid volume in the compartment where the fetus was
scant, severe pulmonary hypoplasia of the neonate seemed
inevitable.

The fetal entrapment associated with oligohydramnios can
lead to similar fetal and neonatal consequences of early onset
preterm premature rupture of membranes. Usually, severe oli-
gohydramnios in the second trimester cause fetal lung hypopla-
sia, frequently resulting in neonatal death.'* In general, the pre-
valence of lung hypoplasia in cases of early onset oligohydramnios
(occurring at <24 weeks) is known to be 11.1-25%."*

while, the optimal timing of delivery with mid-trimester oligo-

Mean-

hydramnios has not been clearly determined. In ongoing pre-
gnancies of fetal entrapment complicated with oligohydramnios,
the risks and potential sequelae of cord compression, preterm
birth, and neonatal abnormalities need to be discussed. Serial
ultrasonography for the assessment of amniotic fluid volume
and continuous fetal heartrate monitoring for abrupt events
related to entrapment may be necessary. Also, according to the
American College of Obstetrics and Gynecologists guideline for
periviable births, antenatal corticosteroids can be considered
for infants born between 230/7 and 256/7 weeks of gestation."
In our case, we decided on continuous fetal heartrate monitoring

at 234/7 weeks of gestation and acute cord compression hap-
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pened through the orifice of the cavity of entrapment during the
hospital stay.

In general, pregnancies in women with previous myomectomy
are considered as high-risk pregnancies and the risk of uterine
rupture is the major concern.'® According to a systemic review of
the literature based on 23 studies, the overall incidence of uterine
rupture was 0.6%." Unlike with uterine rupture during labor
in women with a previous cesarean scar, uterine rupture after
prior myomectomy occurred mainly before 36 weeks and before
labor.'” According to a recent study in Japan analyzing 153 cases
of uterine rupture after myomectomy, the mean gestational age
at uterine rupture was 30-32 weeks."® Considering the poten-
tial impact of uterine rupture on mothers and their fetuses, it
was noted that physicians should provide adequate counseling
including the risk of ruptures during a subsequent pregnancy
when myomectomy is to be performed.*'® Also, thorough inves-
tigation of the uterine wall and location of the gestational sac
during the first trimester of pregnancy may be helpful in women
who have previously undergone uterine intervention.

In conclusion, we report a rare case of fetal entrapment in my-
ometrial dehiscence in a patient who had a prior myomectomy. In
a previously reported case of uterine synechia or amniotic band
syndrome, fetoscopic surgery released the fetal entrapment.20
However, we did not consider fetoscopic intervention because
of the myometrial dehiscence. Once this condition is diagnosed,
close surveillance of the fetal heart rate is vital. The use of MRI
1s valuable for understanding the spatial arrangement in the ute-
rine cavity and precise assessment of the fetus and placental

implantation.
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