Incidental finding of asymptomatic hyperreactio luteinalis at Caesarean section in a singleton pregnancy The

complicated by Rhesus sensitisation and placenta accreta.
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Introduction

Hyperreactio luteinalis (HL) is a rare, often incidental finding
of bilateral ovarian enlargement, involving multiple theca
lutein cysts, In pregnancy. It Is benign and self-limiting but
can often be confused for malignancy due to its anaplastic
appearance. It is also associated with pregnancies where
there are abnormally elevated B-hCG levels, such as In
gestational trophoblastic disease, multiple pregnancy, and
hydrops fetalis.

Case Report

Mrs ADT, 28- years of age, presented in labour at 36 weeks
of gestation. She previously had one uncomplicated term
vaginal delivery 8 vyears ago. This pregnancy,
spontaneously conceived with a new partner, was
complicated by Rhesus sensitisation, without sonographic
evidence of fetal anaemia or growth restriction. A
Caesarean section was performed due to labour dystocia. A
live preterm 3.085 kg male was delivered. The placenta
was delivered with ease, by controlled cord traction.

Ongoing Intraoperative haemorrhage required
exteriorisation of the uterus, leading to the discovery of
bilateral multicystic ovarian enlargement. Both
approximated 14cm In each dimension (Image 1). An
actively bleeding laceration on the left ovarian complex lec
to a left salpingo-ooporectomy. The right adnexa remainec
iIntact. Notably, she refused any blood transfusions basec
on religious Dbeliefs. Uterine atony and ongoing
naemorrhage, unresponsive to multi-modal
oharmacological and mechanical management led to a
peripartum hysterectomy. The estimated blood loss was
2.3L. Histopathology revealed a benign multicystic ovary, a
Couvelaire uterus and surprisingly, placenta accreta.

Recovery was generally uneventful and subsequent
sonographic evaluation 8 weeks postpartum, revealed

resolution of the multicystic ovary (Image 2) with the
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Image 1 Bilateral multicystic ovaries  Image 2 Ultrasound of the right
and uterus with compression sutures ovary eight weeks postpartum

Discussion

HL Is a rare condition unique to pregnancy. It is characterised by
substantial bilateral ovarian enlargement secondary to the
development of benign theca lutein cysts. This Is often triggered
by persistently high B-hCG levels or abnormal sensitivity to (3-
hCGL. Unlike ovarian hyperstimulation syndrome, which is rarely
associated with spontaneous ovulation or singleton pregnancies,
HL is more likely to be diagnosed in the second, and commonly, as
In this case, the third trimesters?.

From evaluation of case reports and series, HL is often seen in
women with molar pregnancies (50%), trophoblastic disease (10%
to 22%), or choriocarcinoma (10%). There Is also documented
association with enlarged placentae such as with multiple
gestation or after Rhesus (Rh) sensitisation with fetal hydrops and
enlarged hydropic Vvilli3. In this case, although there was
biochemical evidence of Rh sensitisation, serial monitoring, and
histology demonstrated no evidence of hydrops.

A retrospective case series that evaluated spontaneously
conceived pregnancies with HL found that 87% were singleton,
51.6% were primigravid, 40.7% delivered preterm, and 3.2% had
maternal hyperandrogenism.4. Complications included congenital
fetal anomalies (3.5%), preeclampsia (19%), and intrauterine
growth restriction (32%)2.
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Discussion continued

In this case, the HL was asymptomatic and presented as an incidental
finding. Removal was necessitated only because of the actively bleeding
laceration. Most cases of HL are asymptomatic and self-limiting In
course, requiring no intervention. However, due to Its size, there is risk of
abdominal pain, torsion, cyst rupture, or pelvic entrapment of enlarged
ovary, which can become a surgical emergency and lead to iatrogenic
preterm delivery?3,

This pregnancy was relatively uncomplicated, with spontaneous onset of
labour. Literature has found no contraindication to vaginal delivery,
however there Is a risk of obstruction of fetal descent due to the position
of the enlarged ovaries within the abdomino-pelvic cavity>. This may
have contributed to the labour dystocia in this pregnancy which resulted
In surgical delivery and the incidental finding of bilateral HL.

The main complication Iin the management of this delivery was major
obstetric haemorrhage (MOH) resulting in a Caesarean hysterectomy
(CH) which was attributed thereafter to the unexpected histological
finding of placenta accreta. Placenta accreta syndrome (PAS) In the
absence of risk factors is rare and increases the risk of major obstetric
haemorrhage, as In this case, CH, morbidity, and mortality. Placenta
accreta is the most common in PAS®. Raised levels of free B-HCG have
been associated with PAS and may be a common factor for the
iIncidental findings of HL with placenta accreta.

Notably, neither HL nor PAS were identifled antenatally. Although this
may be attributed to underqualified ultrasound operators providing a
service In an under-resourced high-volume centre, literature
demonstrates that up to two-thirds of cases remain undiagnosed. The
need for awareness of placental and adnexal pathology in pregnancy is
highlighted. Prior counselling and preparation for a MOH, including a CH,
may have reduced the impact of the events.
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Conclusion

This case highlighted the need for awareness of rarely
encountered obstetric pathology. HL Is benign, self-
limiting and generally favours conservative management
unless there Is a surgical emergency. However adnexal
pathology necessitates exclusion of malignancy.

Continued development of methods to improve the
antenatal diagnosis of PAS, including biomarkers and
ultrasound, particularly in the first trimester would be
essential to reduce maternal morbidity and mortality.
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