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Introduction

Cervical pregnancy is defined as the implantation of the
pregnancy within the endocervical canal. Cervical pregnancies
are rare, accounting for less than 1 % of ectopic pregnancies,
and the incidence is one in 2,500 to 18,000 pregnancies. It may
be more common in pregnancies conceived via reproductive
technologies [1,2].

i

Abstract

Objective: Cervical pregnancy combined with Placenta
Accreta Spectrum (PAS) disorders is challenging both in di-
agnosis and management. Here, we present a case of cer-
vical pregnancy complicated with placenta increta, and the
following treatment and plan.

Case report: A 33-year-old woman, gravida 2, para 1, was
diagnosed with cervical pregnancy at an estimated gesta-
tional age of 6+6/7 weeks. Local methotrexate was given
initially with good response but subsequent abdominal
pain with persistent vaginal bleeding was noted, and total
abdominal hysterectomy was performed eventually. The pa-
thology confirmed cervical pregnancy with placenta increta.

Conclusions: We present clear and diagnostic ultrasound
images of cervical pregnancy, as well as our experience of
the management of this rare condition.

Cervical pregnancy combined with Placenta Accreta Spec-
trum (PAS) disorders can be explained by the absence of pro-
tective decidua basalis in the cervical stroma, which results in
trophoblastic invasion into the cervical tissue [3]. Either the im-
plantation of a gestational sac or placenta into the cervix can
cause disastrous consequences as the relatively non—contrac-
tile cervical stroma may not cease bleeding when the tropho-
blast tissue detaches [4].
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Cesarean Scar Pregnancy (CSP) is another clinical scenario
which may sometimes be confused with cervical pregnancy. In
cases with positive fetal cardiac activity, the higher number of
maternal morbidities requires more than just expectant man-
agement [5]. The combination of cervical pregnancy with Ab-
normally Invasive Placenta (AIP) could be detected as early as
the first trimester via sonography. Low anterior implantation of
the placenta and gestational sac close to or within the scar are
the most common signs suggestive of AIP [6,7].

There are only a few case reports on this situation, and some
even required magnetic resonance imaging for diagnosis [8-11].
Given the rarity of this condition, we would like to share one
such case with clear sonographic images and our experience of
the subsequent management. From our case, we learned that
Transvaginal Ultrasonography (TVUS), which is accessible in
most clinical settings, is capable of detecting hints of this rare
disease. Also, even though Uterine Artery Embolization (UAE)
and topical injection of Methotrexate (MTX) could lead to a no-
ticeable decrease in Beta-Human Chorionic (B-HCG) level, swell-
ing of the necrotic gestational tissue could still cause trouble-
some pain and persistent bleeding.

Case presentation

The patient was a 33-year-old woman, gravida 2, para 1,
with a previous cesarean delivery due to twin pregnancy 5 years
ago. A small amount of vaginal bleeding was noted at the time
when her menstrual cycle was supposed to begin, and she went
to alocal gynecologic clinic, where abnormal pregnancy implan-
tation was noted during a TVUS exam.

She was then referred to our hospital on March 04, 2017, at
the estimated gestational age of 6+6/7 weeks. Cervical ectopic
pregnancy was noted by TVUS (Figure 1 & Figure 2). Findings of
TVUS were summarized as follows. A gestational sac, accompa-
nied by fetal pole and cardiac activity, was located in the endo-
cervical canal. The external cervical orifice was closed, and the
internal cervical orifice was slightly dilated. The placenta was
extremely swollen. Either the endometrial cavity (especially
over the previous cesarean section scar) or the bilateral adnexa
revealed signs of heterotopic pregnancy. The B-HCG level was
46,305 mIU/ml initially. Progressive growth of the mass was
noted two days later on March 06, 2017, along with persistent
fetal cardiac activity.

To prevent acute bleeding, UAE was performed on March 07,
2017. Because the residual cervical wall was too thin to allow
hysteroscopic excision or dilatation and evacuation, local MTX
injection into the gestational tissue was performed on March
08, 2017 (day 0). One week after the MTX injection, we saw
only a minimal decrease in her B-HCG level, from 37,683 mIU/
ml before injection to 35,000 mIU/ml, on March 15, 2017 (day
7). She received another MTX local injection on March 17, 2017
(day 9). Her B-HCG level dropped to 12,175 mlU/ml on March
24, 2017 (day 16) and decreased further to 3,755 mlU/ml on
March 31, 2017 (day 23). Throughout the treatment course, she
reported no vaginal bleeding or abdominal pain. However, se-
rial TVUS demonstrated enlargement and edematous change of
the cervical lesion, from 2x2cm before treatment to 4x4cm on
March 31, 2017 (day 23).

On April 06, 2017 (day 29) after the 1st MTX injection, per-
sistent lower abdominal throbbing pain which radiated to her
back and vaginal bleeding were noted. TVUS revealed enlarged
ectopic mass with hypervascularity (Figure 3). Sterile Speculum

Exam (SSE) revealed that the cervix was engorged and the cervi-
cal stroma was so thin that it appeared transparent. Tenderness
was noted when the lesion was lightly touched. At our ER, vital
signs were stable, but mild tachycardia, 104 bpm, was noted.
Hemoglobin level was as low as 9.7 g/dl compared with her pre-
vious record, which was 11.0g/dl and adequate fluid resuscita-
tion was given.

Considering the unbearable pain and uncertainty of the con-
servative treatment, and the patient and her husband had no
desire to have more children, the patient agreed to hysterecto-
my. The second UAE, was performed on April 07, 2017 (day 30)
in an attempt to prevent excessive surgical bleeding, and total
abdominal hysterectomy was carried out subsequently. A 4-cm
lesion consisting of necrotic gestational tissue and hematoma
was found within the endocervical canal over the posterior wall,
which was inseparable from the cervical stroma grossly. The
whole surgery was performed smoothly, and the total blood
loss was 150 ml.

The final histopathology report confirmed the diagnosis of
cervical pregnancy with placenta increta: the gestational tissue
was attached to the posterior wall of the cervix, with almost to-
tal penetration of trophoblasts, where only Imm of the residual
serosa was identified (Figure 4).

The postoperative care of the patient was uneventful, and
she was discharged on the 4th day after the surgery. Her B-HCG
level plummeted to 10.62 mIU/ml on April 21, 2017, 14 days
after the hysterectomy (Figure 5).

Figure 1: March 04, 2017, Initial TVUS image: Ectopic mass lo-
cated in the endocervical canal.

Figure 2: Initial TVUS image: Transverse view: Obvious gesta-
tional sac with fetal pole and strong peripheral Doppler signal.
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Discussion

We treated a rare case of cervical pregnancy in combination
with PAS disorders. Only three similar cases have been reported
in the literature [5,7,8].

Using TVUS, cervical pregnancy could be identified by sev-
eral features, which include: (1) hourglass shape of uterus and
ballooned endocervical canal; (2) visible gestational tissue with-
in the cervix below the level of internal cervical os; (3) absence
of intrauterine pregnancy and presence of endocervical canal
between the gestational tissue and the endometrial canal [1,4].

The ultrasonographic diagnostic criteria of PAS disorders
with concomitant cervical pregnancy have not been estab-
lished. Some commonly used markers, such as vanished clear
zone and interrupted bladder line, are not applicable. Based on
our experience and other case reports [8,10,11], abnormally in-
creased vascularity over the implantation site may be the only
sign suggesting the possibility of PAS.

There is still no consensus on the treatment of ectopic

Figure 3: April 6, 2017 (A,B). TVUS: Continuous enlargement of cervical pregnancy. Physicians may offer options such as hys-

the cgrvical r‘pass was r\oted. From4.1cm x 4.17 cm to 5.41 x 5.68 teroscopic resection, local or systemic MTX injection, trans-

cm with persistent peripheral blood flow. abdominal surgical intervention, and expectant management.

Individualized management is crucial, based on the fertility de-

sire of the patient, the patient’s general condition, and whether
conservative treatment is an available option [11,14,15].

There are several case reports regarding MTX treatment
for cervical pregnancy, whether it is given systemically or lo-
cally. Yamaguchi et al. reported that in 15 cases with cervical
pregnancies, ultrasound-guided local MTX injection success-
fully normalized their B-HCG levels after a mean duration of
43.8 days [12]. Three patients, in whom a poor initial response
was achieved, required a second dose. Our approach, inspired
by Yamaguchi's work, showed a rather good response at first.
However, despite a proper decrease in the B-HCG level after
the second MTX injection, the patient suffered from pain and
bleeding resulting from excessive swelling of gestational tis-
sue. In hindsight, the result seemed predictable considering the
co-existence of placenta increta that allowed trophoblastic tis-
sues to penetrate deeply into the cervical stroma. Necrosis and
swelling of these tissues might even rupture the cervix. In our
Figure 4: April 8, 2017, Main specimen of total abdominal hys- case, only Imm of cervical tissue remained, which prevented

terectomy. The bivalved uterus, from the anterior view, one bulg- possible excessive bleeding from a ruptured cervix.
ing necrotic mass over the endocervical canal.

Uterine Artery Embolization (UAE) serves as another treat-
ment option, especially in patients desiring future fertility. In
one case report, UAE alone was able to treat cervical pregnancy

5 B-HCG . . .
mmlE successfully [13]. It can also be provided alongside with MTX
PN injection or intra-amniotic potassium chloride (KCL) injection
oo | [z | [14], or as a prophylactic vascular control before surgical inter-
. — [ ventions. However, UAE presents complications, including tis-

\’ sue necrotic change, uterine ischemia, sciatic nerve injury, and

z bladder or rectum injury [13,15,16].
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experience from initial conservative management to hysterec-
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conditions.

Figure 5: The B-HCG level along the whole treatment course.
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