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Abstract

Cesarean scar pregnancy (CSP) is a rare complication involving the implantation of the gestational
sac in a cesarean delivery scar. The authors report a case of unexpected placenta accreta spectrum
(PAS) caused by late diagnosed CSP, necessitating emergent hysterectomy. A 28-year-old Japa-
nese woman with two previous cesarean deliveries presented to our hospital at 11 weeks of gesta-

tion with abnormal transvaginal ultrasound findings obtained at another hospital ; however, transab-

dominal ultrasound revealed that the fetus was already present in the uterine cavity at this time.
28 weeks, there was no evidence of placenta previa.

weeks, and a cesarean section was conducted.
ectomy was conducted immediately.

At
The woman developed preeclampsia at 29

Intraoperative findings confirmed PAS, and hyster-
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Introduction

Cesarean scar pregnancy (CSP) is a rare com-
plication involving the implantation of the gestational
sac in a cesarean delivery scar”. Because CSP is
rare, its outcome with expectant management is not
well known.

Placenta accreta spectrum (PAS) is a significant
obstetric complication that can cause massive and
life-threatening bleeding. PAS is strongly associat-
ed with placenta previa®. However, PAS may occur
unexpectedly in the absence of placenta previa and
not be diagnosed until delivery, necessitating emer-
gent hysterectomy. Here, we present the case of a
woman with CSP who later developed PAS without
placenta previa. She was first diagnosed with PAS
at the time of delivery and underwent emergent
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hysterectomy.

Case presentation

A 28-year-old Japanese woman, para 2 (two
previous cesarean sections), presented to our hospi-
tal at 11 weeks of gestation because of potential CSP.
At 9 weeks, she had undergone transvaginal ultra-
sound (TVUS) at another hospital, which showed
the gestational sac to be positioned low in the uterus
in the area of her previous cesarean scar. However,
when the patient first presented to our hospital,
transabdominal ultrasound could not clearly confirm
CSP because there was no evidence of placenta pre-
va and the fetus and placenta had grown toward and
presented in the uterine cavity. As CSP could be
neither confirmed nor ruled out, we opted to care-
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fully monitor the perinatal conditions. At 28 weeks,
TVUS showed placental attachment on the anterior
wall with a distance between the placental margin
and intra OS of at least 77 mm. Seeing no evidence
of placenta previa, and we assumed PAS to be less
likely (Fig. 1).

At 29 weeks of gestation, the woman was ad-
mitted because of preeclampsia. Magnesium sul-
fate was used to prevent seizures, and intramuscular
steroid treatment was administered to stabilize fetal
respiration after delivery. Despite strict perinatal
management, the patient’s preeclampsia became
more severe, with increased proteinuria. This
prompted an emergent cesarean section at 30 weeks
of gestation. At laparotomy, we observed medusa
head infiltration of the uterine surface by the placen-
ta along with bulging of the uterine wall, indicating
the presence of PAS (Fig. 2). A baby weighing
1,534 g (Apgar scores 5 at 1 min and 7 at 5 min) was
delivered through a transverse incision in the uter-
ine fundus, and emergent cesarean hysterectomy

Fig. 1. ‘Transvaginal ultrasound findings at 28 weeks.
There is no evidence of placenta previa. The dis-
tance from the internal os to the margin of the pla-
centais 77.5 mm.

Fig. 2. Image taken during operation. Medusa head
infiltration of the uterine surface by the placenta is
observed, together with bulging of the anterior
uterine wall.

was immediately conducted, with no attempt at pla-
centa removal. The total blood loss was 1,370 mL,
but maternal condition remained stable and no blood
transfusion was required. The patient was dis-
charged in good condition 8 days after the operation.
Pathological examination showed villous tissue di-
rectly attached to the thin uterine wall, indicating ab-
normal placental invasion. There was no evidence
of villous tissue invasion in the myometrium or uter-
ine serosa (Fig. 3). Later, we obtained the patient’s
9-week ultrasound findings from the hospital she
previously visited. These showed an empty uterine
cavity and a gestational sac with fetal heartbeat in
her cesarean scar (Fig. 4). Our final diagnosis was
unexpected PAS caused by a late diagnosed CSP.

Fig. 3. Histologic image of the resected uterine wall
at the site of placental attachment. (A) The myo-
metrium (arrow) maintains its original formation,
although it is extremely thin, indicating CSP (he-
matoxylin-eosin stain, original magnification Xx4).
(B) Villous tissue (arrows) directly attached to the
thin uterine wall without decidual tissue. Note
no evidence of villous tissue invasion in the myo-
metrium or uterine serosa. Placenta accreta was
diagnosed (hematoxylin-eosin stain, original mag-
nification x10).
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Fig. 4. Transvaginal ultrasound at 9 weeks performed
at another hospital, indicating likely cesarean scar
pregnancy. Note the gestational sac at the site of
a previous cesarean scar.

Discussion

CSP is a rare form of ectopic pregnancy, ac-
counting for 6.1% of ectopic pregnancies and 0.15%
of pregnancies in women who have previously un-
dergone CS**. In most cases, CSP is diagnosed
between 6 and 8 weeks of gestation because this is
when the gestational sac is most clearly visible on
ultrasound®”. Because CSP is rare, its obstetric
outcome with expectant management is not well
known.

Recently, Cali et al.% conducted a systematic re-
view and meta-analysis of 52 expectantly managed
cases of CSP.  In 9.9% of cases (95% confidence in-
terval [CI], 2.9-20.4%), uterine rupture occurred
during the first or second trimester, and hysterecto-
my was required in 15.2% of cases (95% CI, 3.6-
32.8%). A total of 40 cases (76.9% [95% CI, 65.4-
68.5%]) progressed to the third trimester of
pregnancy ; in 74.8% of these (95% CI, 52.0-
92.1%), PAS was diagnosed clinically or pathologi-
cally, with 69.7% of PAS cases (95% CI, 42.8-90.1%)
being placenta percreta. These results suggest
that CSP is a risk factor for PAS™®.

PAS encompasses various degrees of pathologic
adherence of the placenta, including placenta increta,
placenta percreta, and placenta accreta. The most
favored hypothesis regarding the etiology of PAS is
the placenta adhering to a defective site in the de-
cidua”. Placenta previa in a patient with a history
of CS is a strong risk factor for PAS. In such cases,
careful diagnosis and multidisciplinary management
strategies are required to reduce the risk of morbidi-
ty before CS®. However, on occasion, PAS may be
diagnosed for the first time at the time of delivery.
Kyozuka et al.” recently reported that undergoing
CS two or more times, smoking during pregnancy,
becoming pregnant through assisted reproductive

technology, and uterine anomalies are all indepen-
dent risk factors for unexpected PAS in the absence
of placenta previa. Therefore, it is crucial to main-
tain a high index of suspicion for PAS during the an-
tenatal period in patients with these risk factors,
even without placenta previa. Many such patients
have been clinically diagnosed with PAS, and these
situations may require unexpected medical interven-
tion, including manual removal of the adherent pla-
centa, which can cause life-threatening postpartum
hemorrhage'” and/or increased morbidity*”.

CSPs are divided into two types based on imag-
ing presentation and progression'”?. In type 1 (en-
dogenic CSP), the gestational sac grows toward the
uterine cavity, and in type 2 (exogenic CSP), the
gestational sac grows toward the bladder. In this
case, although the gestational sac was observed in
the area of the cesarean scar at 9 weeks, the diagno-
sis of CSP was delayed, and emergent cesarean hys-
terectomy was required because of unexpected PAS.
We conclude that the present case was a type 1 CSP
in which the placenta and fetus had already grown
toward the uterine cavity, resulting in the absence of
placenta previa and underestimation of the risk of
PAS.

Our experience shows that PAS can occur in
the absence of placenta previa as a result of type 1
CSP.  As the incidence of CSP appears to be ris-
ing", type 1 CSP, in particular, may be increasing.
Therefore, early diagnosis of CSP (between 6 and 8
weeks) is essential to ensure a high index of suspi-
cion for unexpected PAS. It is important to suspect
PAS if the placenta is present around a cesarean scar
in the second to third trimester. This report illus-
trates the importance of ultrasound during early
gestation in preventing the delayed diagnosis of CSP,
which may result in unexpected PAS necessitating
emergent hysterectomy.
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