
Perinatology Vol. 31, No. 3, September, 2020
https://doi.org/10.14734/PN.2020.31.3.140

Case reportPerinatology
pISSN 2508-4887•eISSN 2508-4895

Won-Kyu Jang, MD, 
Jinkyeong Ha, MD, 
Jin-Gon Bae, MD

Department of Obstetrics and 
Gynecology, Dongsan Medical 
Center, Keimyung University School 
of Medicine, Daegu, Korea

We introduce a case of triplet pregnancy with a complete hydatidiform mole coexisting two viable 
fetuses and important issues for prenatal care in both mothers and fetuses due to a significantly high 
risk for both mothers and fetuses. A 32-year-old patient conceived a triplet pregnancy after intrauterine 
insemination. At 14 weeks of gestation, ultrasonography revealed hydatidiform moles that were 
adjacent to two fetuses. Fetal karyotyping of the two fetuses showed normal results. The second baby 
developed fetal growth restriction at 24 weeks of gestation and preeclampsia developed at 29 weeks 
of gestation. At 31 weeks and one day of gestation, cesarean section was performed due to fetal 
distress of the second baby. Microscopically, the molar tissue was favorably diagnosed as complete 
hydatidiform mole. This is successful delivery report of a pregnant woman who had triplet pregnancy 
complicated with one complete hydatidiform mole coexisting two viable fetuses in Korea.
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Introduction

Triplet pregnancy with a complete hydatidiform mole (CHM) coexisting two viable fetuses 

rarely occurs and has only been reported in a few cases.1 Due to its high risk for both mother 

and fetuses, cases like these are subject to a dilemma whether to keep or terminate pregnancy. 

In previous cases, only five surviving fetuses were reported.1-5 We present a case of triplet 

pregnancy with a complete hydatidiform mole coexisting two viable fetuses in which delivery 

of both surviving fetuses was performed with expectant management in order to support 

pregnancy.

Case

A 32-year-old Korean underwent intrauterine insemination at a local hospital, and she 

conceived triplets. At 14 weeks of gestation, she was referred to our hospital for triplet preg-

nancy with one hydatidiform mole. The ultrasonography revealed two fetuses and another 

honeycomb-like mass, 9×12 cm in size, at the right upper fundus, suggestive of molar tissue 

(Fig. 1). Quantitative measurements of serum beta-human chorionic gonadotropin (β-hCG) 

level were >1,000,000 mIU/mL. At 16 weeks of gestation, we confirmed normal karyotypes 

of both fetuses by amniocentesis (46, XX and 46, XX). At 21 weeks of gestation, we performed 

a more precise magnetic resonance imaging (MRI), and the results showed the same hyda-

ti diform mole findings as ultrasonography diagnosis without invasiveness (Fig. 2). Serial 

ultra  sonography was performed, and the hydatidiform mole remained stable. The first baby 

main tained appropriate growth, but the second baby developed fetal growth restriction with 

three weeks discrepancy at 24 weeks of gestation. The patient was hospitalized for three 

days due to fetal growth restriction, and she underwent fetal monitoring and doppler tests 
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daily. Thereafter, she was discharged without any specific find-

ings and was followed up weekly. Preeclampsia (140/90 mmHg; 

urine protein, 2+) developed at 29 weeks of gestation, and pa tient 

was hospitalized and monitored for fetal and maternal con  di  tions. 

Laboratory test results at the time of admission were normal, and 

there were no symptoms such as headache, visual distur  bances, 

or upper abdominal pain. Preeclampsia did not dete riorate and 

remained stationary, but the fetal umbilical ar terial doppler find-

ing suddenly deteriorated, and nonstress test exhi bited intermit-

tent pattern of late deceleration in the sec ond baby at 31 weeks 

and one day of gestation. Therefore, we decided to deliver. The 

babies were delivered by caesarean section after completing a 

course of steroid administration to promote fetal lung maturation. 

Two live babies were born, weighing 1,490 g and 680 g. The 

Apgar scores of the first newborn at 1 and 5 min utes were 6 and 

8, respectively, while the Apgar scores of the second newborn at 

1 and 5 minutes were 6 and 8, respectively. The first newborn had 

no significant events during hospi talization and was discharged 

in good condition. However, the second newborn expired seven 

days after birth due to early-onset sepsis. The molar tissue 

weighed 300 g, and the size was 19.0×15.0×3.0 cm, containing a 

grape-like tissue which looks the same as the molar change (Fig. 

3). Microscopi cally, the molar tissue was favorably diagnosed as 

com plete hydatidiform mole and no signs of placental infection 

were found in placenta. Ma ternal serum β-hCG level decreased 

to normal range at three months postpartum. 

Fig. 1. Transabdominal ultrasonography at 14 gestational weeks de-
monstrating molar tissue with amniotic cavity of two fetuses. Molar 
tissue is observed with various echogenicity (mainly echogenic) and 
small vesicles described as “snowstorm” (arrow).

Fig. 2. Coronal T2 magnetic resonance imaging of the uterus shows 
similar changes as ultrasonography with complete molar tissue with-
out invasiveness coexisting two amniotic sac of fetuses. Molar tissue 
appears as a heterogeneous hyperintense and a number of characte-
ristic cystic spaces (white arrow). Myometrium appears more hypoe-
choic around the molar tissue and is intact (black arrow).

Fig. 3. Postpartum gross findings of molar tissue (left) and normal 
placenta of the first fetus (right).
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large and thick placenta with numerous anechoic cystic lesions. 16 

This case is observed only in moles of live fetus with CHM, and it 

needs to be distinguished from partial mole.17 A theca lutein cyst 

is found in up to 40% of cases and reflects a significantly elevated 

hCG level.14 In partial mole, theca lutein cyst is less observed 

due to a relatively lower hCG level.14 Although ultrasonography 

is a very useful tool for the diagnosis of mole pregnancy, the 

distinction between complete mole and partial mole is not easy 

in a limited clinical setting, and the final diagnosis must wait for 

the results of the pathological findings.

In the first trimester of pregnancy, there may be little to no 

abnormalities on MRI scans performed. In a T2-weighted ima-

ging performed during the second trimester of pregnancy, the 

hydatidiform mole appears as a heterogeneous hyperintense 

tumor that distorts the normal zonal structure and may show a 

number of characteristic cystic spaces.18 In the T1-weighted 

image, molar pregnancy appears isointense or weakly hyperin-

tense compared to myometrium, and a focal hemorrhagic area 

where signals are hyperintense is observed.18 The myometrial 

invasion diffused by molar pregnancy shows hyper-extensive 

myometrial signal with the disappearance of normal zonal ana-

tomy in the T2-weighted image.19 Pelvic MRI is superior to 

ultrasonography in detecting myometrial invasion with extrau-

terine expansion of molar pregnancy which is also used to 

diagnose it.

There is a variety of known clinical complications for one or 

more fetuses and coexisting hydatidiform moles. Complications, 

such as vaginal bleeding, spontaneous abortion, pelvic pain, hy-

peremesis gravidarum, anemia, and gestational trophoblastic 

disease have been reported.3 The probability of these compli-

cations in triplet pregnancy is not entirely known, but as the 

number of coexisting fetus increases, the probability of compli-

cations should increase. For that reason, the ratio of termination 

of pregnancy in triplet pregnancy with hydatidiform mole and 

coexisting viable fetuses is known to be quite high.5 In Korea, 

Kim et al.20 published a case on triplet pregnancy with partial 

hydatidiform mole coexisting in two fetuses in 2008. In this case, 

termination of pregnancy was performed at the request of the 

patient. MTX therapy was also administered due to complica-

tions, such as persistent gestational trophoblastic disease 

(pGTD) and pulmonary metastasis. In our case, we decided to 

pre serve pregnancy based on sufficient counselling with the 

Discussion

The incidence of hydatidiform mole coexisting viable fetuses 

in twin pregnancies varies from 1 in 22,000 to 1 in 100,000 preg-

nancies.6 Triplet pregnancy with complete hydatidiform mole 

occurs even more rarely; most of which have been reported to 

have been terminated, and only five cases have been reported to 

have sustained the pregnancy and successfully gave birth to live 

fetuses.1-5 To the best of our knowledge, this case is the first 

successful delivery report of a triplet pregnancy with complete 

hydatidiform mole coexisting viable fetuses in Korea.

Hydatidiform mole changes occur as a result of excessive 

pa ternally derived genetic material, which then results to ab-

norma lities in fetoplacental development and the placenta’s 

villous trophoblast hyperplasia. This is a pathological sign of a 

genetically abnormal concept. Partial hydatidiform moles occur 

in about 3 in every 1,000 pregnancies, and pregnancy with a 

healthy fetus rarely occurs in 1 in 10,000 pregnancies.7 The in-

cidence of abnormal karyotype is very high in pregnancy with a 

living fetus and partial mole, which has a high risk of fetal mal-

formation and a low fetal survival rate.8-10 It is difficult to diffe-

rentiate the diagnoses between hydropic abortus, partial hyda-

tidiform mole, and complete hydatidiform mole based on histo-

logical grounds alone.11 In addition to histological examination, 

DNA polymorphic marker analysis can improve the accuracy of 

diagnosis in molar pregnancy.12 Therefore, the analysis of zy-

gosity through genetic testing in hydatidiform mole coexisting 

with normal fetus was required and practical for differential diag-

nosis of complete hydatidiform mole and partial hydatidiform 

mole to establish the direction of treatment in these very rare 

pregnancy complications. Although complete hydatidiform moles 

have a higher risk of invasive trophoblastic disease in mothers,13 

they provide an opportunity to deliver healthy infants.

In an ultrasonography performed in the first trimester of preg-

nancy, hydatidiform moles are most frequently observed with 

various echogenicity (mainly echogenic) and small vesicles (1-

30 m) with enlarged uterus.14,15 The ultrasonic pattern of these 

lesions has been described classically as “snowstorm” and “clu-

ster of grapes” because of a number of echogenic foci due to 

hyperplastic and hydropic villi in pathological findings.14 In con-

trast, partial moles are largely associated with growth-delayed 

or malformed fetuses and show ultrasonography findings of 
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preterm birth, and GTD, should be given. We hope that our case 

will be helpful in making clinical decisions and consultations with 

patients.
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