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ABSTRACT

We aimed to report a case of conservatively managed recurrent bilateral theca
lutein cysts associated with a singleton pregnancy after taking informed consent.
A 3l-year-old woman with a singleton pregnancy, bilaterally multicystic
adnexal mass and within the normal beta-hCG range was referred at 13.week
pregnancy. She had a history of bilaterally enlarged ovaries up to 18 cm in
her first pregnancy. Magnetic resonance imaging showed 112x142x136 mm
right ovary and 197x118x242 mm left ovary at 21-week pregnancy. The right
multicystic ovary resolved spontaneously during the third trimester. Thin-
walled multicystic left ovarian cyst with clear serous fluid content without
a solid component measured about 25x15x20 cm in size during cesarean
section. Left ovarian cystectomy was performed. At the final pathology,
normal morphological findings were detected in the left ovarian cyst. The follow-
up could be a reasonable choice in women with enlarged multicystic ovaries
without malignant signs such as papillary, complex and/or solid structure.

Keywords: Hyperandrogenism, hyperreactio luteinalis, pregnancy, theca lutein
cyst
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Tekil Gebelikte Ortaya Cikan Tekrarlayan Bilateral
Hiperreaksiyo Lutenalis: Olgu Sunumu

oz

Tekil bir gebelikle ilgili tekrarlayan ve konservatif yaklasim gosterilen tekrarlayan
bir bilateral teka lutein kisti vakasini aydinlatilmis onami aldiktan sonra sunmay1
amacladik. Otuz-bir yasinda 13 haftalik gebeligi olan ve gebelige gore normal
beta-hCG degerine sahip hasta bilateral multikistik adneksial kitle sebebiyle
refere edildi. Hastanin hikayesinde ilk gebeliginde bilateral overlerinin 18
cm’ye kadar ulastigi bilgisi vardi. Manyetik rezonans goriintiileme 21. haftada
sag overin 112x142x136 mm oldugunu ve sol overin de 197x118x242 mm
oldugunu gosterdi. Sagdaki multikistik yap1 {iglincli trimesterde spontan
geriledi. Sezaryen sirasinda gozlenen sol overdeki solid komponent igermeyen
ince duvarli ser6z igerige sahip multikistik yap1 yaklasik 25x15x20 cm boyutunda
idi. Sol ovarian kistektomi yapildi. Nihai patolojide sol ovarian kistte normal
morfolojik bulgular izlendi. Papillarite, kompleks yap1 veya solid yapilar gibi
malign bulgularin olmadig1 kadinlarda takip mantikl1 bir segenek olabilir.

Anahtar Kelimeler: Gebelik, hiperandrojenizm, hiperreaksiyo luteinalis, teka
lutein kisti

INTRODUCTION

Theca lutein cysts is a benign rare condition of usually bilateral or unilateral
ovarian multicystic enlargement due to theca lutein cysts during pregnancy.
The etiology of this condition is unknown but is believed to be associated
with excessive stimulation of the ovaries by beta-hCG or increased ovarian
sensitivity to this hormone. Hyperreactio luteinalis (HL) has been more commonly
documented in cases of multiple gestations, gestational trophoblastic disease,
infertility treatment, hydrops fetalis, large placenta, diabetes, Rh sensitization
where beta-hCG is elevated. There are only 51 reported cases of recurrent HLL
associated with singleton pregnancies in literature. Herein, we report a case
of conservatively managed recurrent bilateral theca lutein cysts associated with
singleton pregnancy.
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CASE REPORT

A healthy 31-year-old woman with a singleton pregnancy, bilaterally multicystic
adnexal mass measured up to 25 cm, and within the normal range according
to 13-week of pregnancy was referred to the gynecologic oncology department
at pregnancy week 13. The patient had a history of bilaterally enlarged ovaries
up to 18 cm in her first pregnancy. The patient had an uncomplicated first
pregnancy ended vaginal delivery. A postpartum follow-up ultrasound had shown
the resolution of multicystic ovaries in the first pregnancy. Her first three children
were born healthy with average birth weights. A detailed ultrasonography showed
21 weeks healthy fetus with normal pulsed Doppler. Ultrasound revealed singleton
pregnancy with bilaterally adnexal thin-walled multiseptated cystic enlarged
ovaries entrapped in the pelvic area. There was no history of hypertension, renal
or cardiovascular disease. Laboratory tests showed at 200 week of pregnancy
as follows: AFP: 106 ng/ml, CA125: 59 U/ml, total testosterone: 4.65 nmol/L,
TSH: 1.14 mlIU/ml. Magnetic resonance imaging showed 112x142x136 mm
right ovary and 197x118x242 mm left ovary at 215t week pregnancy (Figure
1 A-E). There was no solid component or mural nodule. Based on the patient’s
history, clinical and sonographic findings, the patient was diagnosed with bilateral
theca lutein cysts in association with singleton pregnancy. Therefore, the patient
was managed conservatively. The right multicystic ovary resolved spontaneously
during the third trimester. The patient was asymptomatic throughout her pregnancy.
Although the total testosterone level was high, there was no sign of virilization
or facial acne. Laboratory tests showed at 38th week of pregnancy as follows:
total testosterone: 2.28 nmol/L, sex hormone binding globulin: >250 nmol/L,
albumin: 3.0 g/L, CA125: 22.5 U/ml, beta-hCG: 24,684 mlIU/ml. At 38th
week, the patient underwent cesarean section. The operation was performed
via pfannenstiel incision. A male infant was born weighing 3150 g, 49 cm
long, 1-minute Apgar score 8, and 5-minute Apgar score 9 with no evidence of
virilization. At cesarean delivery there was no abnormal finding in the placenta.
The right tube and ovary were normal (Figure 2A). The left ovary appeared
as thin-walled multicystic with clear serous fluid content without solid component
(Figure 2A). The left ovarian cyst measured about 25x15x20 cm in size. Left
ovarian cystectomy was performed (Figure 2B). The frozen section was reported
to be benign. She was discharged home 2 days postoperatively. The patient began
lactating at 5-6 weeks postpartum. At 6-week follow-up ultrasound showed
normal- size ovaries and uterus. At the final pathology, normal morphological
findings were detected in the placenta and left ovarian cyst.
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DISCUSSION

HL is a rare, benign condition with enlarged ovaries due to multiple theca lutein
cysts and resolves till the third trimester or after delivery (Lynn, Steinkeler,
Wilkins-Haug & Benson, 2013). The increased sensitivity of the ovarian stroma
to beta-hCG or excessive reproduction of this hormone is believed to be possible
causes of theca lutein cysts in pregnancy (Bidus, Ries, Magann & Martin,
2002). HL rarely occurs in a normal spontaneous pregnancy and there were
only 51 well-documented cases of recurrence of HL in the literature.

In our case, we presented theca lutein cysts in singleton pregnancy with normal
beta-hCG levels. Until now, several views have been proposed to reveal the
etiology of HL. A genetic predisposition was proposed, which no link was
found. One study suggested the mechanism through increased sensitivity due
to gonadotropins cause hypertrophy followed by luteinization of the theca-interna
layer (Check, Choe & Nazari, 2000). We assume that it was not a beta-hCG
induced ovarian stroma reaction but, most likely, it was the sensitivity of the theca
lutein cells to beta-hCG. HL has been more commonly seen in cases of multiple
gestations, gestational trophoblastic disease, infertility treatment, hydrops fetalis,
large placenta, diabetes, Rh sensitization, and elevated beta-hCG levels (Fritz
& Speroff, 2014). In this case, beta-hCG levels were within the normal range
and the patient was not complicated with these risk factors. Foulk et al. reported
28% of HL cases were asymptomatic while 72% of cases have symptoms such
as abdominal pain, nausea, emesis, dyspnea due to pleural effusions and
abdominal ascites (Foulk, Martin, Jerkins & Laros, 1997). We described an
asymptomatic patient as seen infrequently. HL is diagnosed predominantly in
the third trimester (54%) while 16% of the cases in the first trimester. Over 37%
of cases are diagnosed at the cesarean section (Foulk et al., 1997; Onodera,
Kishi, Tamaoka, Yamazaki & Kamei, 2008). We indicate a noteworthy case
that diagnosed incidentally in the first trimester and followed up until delivery.
Angioni et al. reported 15% of the HL cases lead to hyperandrogenism and
hirsutism (Angioni, Portoghese, Milano, Melis & Fulghesu, 2007), although
in our case patient’s blood total testosterone levels high, whereas there was
no sign of hirsutism, virilization or acne. Theca lutein cysts may be the cause
of delayed lactogenesis due to increased testosterone levels. The high levels of
androgens may be responsible for delayed breastfeeding for as long as 31 days
(Betzold, Hoover & Snyder, 2004; Bidus et al., 2002). In our case, lactating
was began at 5-6 weeks postpartum. There are 51 previously reported cases
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of recurrent HL with singleton pregnancy in the literature (Bishop, Patel & Fries,
2016; Onodera et al., 2008). We present an uncommon case of asymptomatic
recurrent bilateral theca lutein cysts in singleton pregnancy diagnosed in the
first trimester with normal beta-hCG level and delayed breastfeeding due to
high levels of androgens.

In conclusion, we may consider HL in pregnant women with enlarged multicystic
ovaries without malignant signs such as papillary, complex and/or solid
structure even if normal beta-hCG level. The follow-up could be a reasonable
choice in women with HL.
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Figure 1: Magnetic resonance imaging of right ovary (112x142x136 mm)
and left ovary (197x118x242 mm) at 21t week pregnancy. A-B)
Transverse plane; C-D) Coronal plane; E) Sagittal plane. (LO: left
ovary; RO: right ovary; U: uterus; P: Plasenta; *: Fetus).

Figure 2: A) Normal right tube and ovary B) Enlarged multicystic left ovary
without solid component. (LO: left ovary; RO: right ovary; U: uterus).
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