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Summary

The aim of this study was to report the clinical features, man-
agement, and outcome of complete hydatidiform mole with a
coexisting viable fetus. Two cases are reported.

In both cases ultrasound examination demonstrated a normally
growing live fetus alongside a normal placenta and an additional
intrauterine echogenic mass with features of hydatidiform mole.
The hCG levels were significantly increased and fetal karyotypes
were normal. A cesarean section performed at 28 weeks' ges-
tation in the first case and at 26 weeks' gestation in the second
one resulted in the delivery of live normal infant and two ad-
joining placentas in both cases. Microscopic examination of the
abnormal placentas confirmed complete hydatidiform mole. The
babies did well and serial maternal serum hCG levels showed
a declining trend and were undetectable by a few months af-
ter delivery.

Continuation of a twin pregnancy with complete hydatidiform
mole (CHMF) is an acceptable option. There is, although, an in-
creased risk of developing maternal and fetal complications.
Close surveillance of an ongoing pregnancy is compulsory to
detect potential early signs of complications.
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Introduction

Gestational trophoblastic diseases are neoplasias originating
from the placenta. Twin pregnancy with a complete hydatidiform

mole and a normal fetus is extremely rare, with an estimated in-
cidence of one in 22,000-100,000 pregnancies. The main issue
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is to differentiate between two diagnoses: dichorionic twin preg-
nancy with normal fetus (46 chromosomes, 23 maternal and 23
paternal) and complete molar pregnancy (46 chromosomes, all
paternal) and singleton pregnancy consisting of a triploid fetus
with partial hydatidiform mole placenta (69 chromosomes, 23
maternal and 46 paternal). Twin pregnancy with CHMF (com-
plete hydatidiform mole coexisting with a live twin fetus) resulting
in a healthy take-home baby is rare, with only 56 cases docu-
mentated in detail in literature. CHMF cases are at high risk of
spontaneous abortion, preterm delivery, intrauterine fetal death,
bleeding, preeclampsia, persistent trophoblastic disease (PTD).
We report two cases encountered at the Department of Obstet-
rics and Gynaecology, University of Bari, of a twin pregnancy
with a CHMF that resulted in live newborns.

Case Report 1

The patient was a 37-year-old woman, Gravida 2, Para 1, with
one previous vaginal delivery of a normal female infant. Chorion-
ic villus sampling (CVS) revealed a normal 46 XY karyotype. Ul-
trasound examination at 13 weeks of gestation was interpreted
as a normal pregnancy. Successive examination at 19 weeks of
gestation showed a live fetus matching the age of gestation
alongside a normal-looking placenta located at the anterior uter-
ine wall and an additional echogenic mass resembling molar pla-
centa located at the posterior uterine wall. Normal ovaries were
observed. On admission at 26 week ultrasound examinations
confirmed previous ultrasound examination (Fig. 1 A, B). Ultra-
sound scans were performed with Aloka Prosound a10® device.
On biochemical screen elevated levels of B-hCG (231,000
mUl/ml) and AFP (235 ng/ml) were noted. Subsequent investi-
gations confirmed normal thyroid function tests, normal blood
pressure, no proteinuria and normal chest X-ray. The patient
was stable for the next 5 days after admission, when an emer-
gency cesarean section was performed due to a non-reactive
fetal monitoring with regular uterine contractions (cardiotocog-
raphy was carried out with Philips Series 56 A® device) and
maternal bleeding. A live male infant (1025 g) with an Apgar
score 6/8 at 1 min and 5 min was delivered. Both normal and
molar placentas were separated manually from the inner uter-
ine wall and extracted completely (Fig. 2). On pathological ex-
amination, one placenta was 13 x 10 x 2 cm, weighed 230 g
with normal basal and chorial plates and an umbilical cord. The
second one measured 17 x 15 x 3 cm, weighed 600 g and was
made up of large vesicular villi. The microscopic findings con-
sisted of complete mole with trophoblastic atypias, mild hyper-
plasia, necrosis and spontaneous degeneration areas.

No postoperative complications developed. Two weeks after
delivery, the serum B-hCG level was 966 mlU/mL and normal-
ized gradually within 6 months without any citotoxic therapy
and with no evidence of persistent or metastatic disease. Care-
ful follow-up showed no sign of PTD. The baby was discharged
from hospital weighing 2080 g at 64th postoperative day. Now
he is two years old and in good health.
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Figure 1 A, B. Ultrasound scan of normal (superior) and molar (inferior) placenta (A); an enlarged view of molar placenta (B).

Figure 2. Macroscopic appearance of normal placenta (right) and
hydatidiform mole (left).

Case Report 2

A 22 year old woman, Gravida 0, Para 0 presented at 16 weeks
of gestation with mild vaginal bleeding. The pregnancy was
achieved following one cicle of ovulation induction with
clomiphene citrate. Ultrasound examination performed on admis-
sion showed viable fetus with normal anatomy and placenta lo-
cated at the anterior uterine wall, and a second multicystic molar-
appearing placenta located at the posterior wall of the uterus.
The ovaries seemed to be normal. Ultrasound scans were per-
formed with Aloka Prosound a10®. Amniocentesis revealed a
normal 46 XX karyotype. Laboratory tests showed elevated
serum B-hCG level (353,273 mUl/ml) and AFP (274 ng/ml ). Thy-
rotropin (TSH) was below 0,005 1U/ml, with normal free thyroxine
(FT 4). Blood pressure and chest X-ray were normal and no pro-
teinuria was found. The patient was discharged home at 17
weeks’ gestation and the couple was informed about the possible
complications and was invited to a close monitoring of pregnan-
cy. A further ultrasound examination at 21 weeks of gestation
confirmed a normal live female fetus alongside a normal looking
placenta and co-existent abnormal placenta with definite sono-
graphic characteristics of hydatidiform mole (Fig. 3 A-C).

The patient was stable until 26 weeks’ gestation when preterm
uterine contractions and vaginal bleedings started so an emer-
gency cesarean section was performed. A 850 g normal female
infant was delivered with Apgar Score of 5/8. Both molar and
normal placentas were manually extracted. Pathological exami-
nation confirmed the diagnosis of complete hydatidiform mole.
There were no complications after the delivery and the patient
was discharged from the hospital on the fifth postoperative day.
The serum hCG level fell to 1598 mUI/ml and normalized totally
within 5 weeks and until now there is no evidence of PTD. The
baby is now in good health and she is four months old.

Discussion

There have been so far, about 200 cases of twin pregnancy with
CHMF fully documented in literature, while only 56 cases result in
a live birth (1). In the late 1970s, Vassilakos et al. firstly described
two different pathologic entities, partial and complete hydatidiform
mole (CHM), with different mechanisms of origin based on cyto-
genetic analysis (2). Partial moles derive from dispermic fertiliza-
tion of a haploid normal oocyte and produce a triploid set of chro-
mosomes. A CHM contains a diploid set of 46 chromosomes, all
of paternal origin and no traces of fetal parts can be identified.
Complete and partial moles have distinct fetal and maternal com-
plications. In the combination of a partial hydatidiform mole, the
fetus is almost always triploid and the indication for a termination
of pregnancy is evident. In contrast, the fetus may be normal in a
twin pregnancy with a CHMF and continuation of pregnancy is
frequently associated with severe maternal complications, leading
to a mother vs. fetal clinical problem (3).

The management of such pregnancies can be either immedi-
ate termination of pregnancy to avoid the potential maternal
complications (3, 4). The true incidence of this rare entity is dif-
ficult to establish, and some suggest that the modern in-
creased incidence of iatrogenic multiple gestations will cause a
higher incidence of CHMF (1).

Ultrasonography has made it possible a diagnosis of a hydatidi-
form mole and co-existent fetus in the first trimester (5). Prenatal
testing of at least fetal karyotype is essential in deciding continu-
ation and prognosis of the pregnancy. A triploid karyotype indi-
cates a triploid fetus which necessarily would be severely mal-
formed and, in this case, termination of pregnancy is recom-
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mended. A diploid fetal karyotype (46 chromosomes, 46 XX or
46 XY, 23 maternal and 23 paternal) indicates a viable fetus with
a normal placenta co-existing alongside a twin molar placenta,
as in our cases. In such a case, the pregnancy can be allowed to
continue since it has a considerable chance to result in a normal
live neonate. Nevertheless, parents who choose to continue a
twin pregnancy with CHMF should agree to take the risk of pos-
sible maternal complications associated with molar pregnancy
such as early-onset pre-eclampsia, hyperemesis gravidarum, hy-
perthyroidism, vaginal bleeding, anemia, development of theca
lutein ovarian cysts, respiratory distress because of trophoblastic
embolization to the lungs, and PTD. Parents must also be aware
that these complications may lead to fetal intrauterine growth re-
tardation, fetal distress and premature delivery (6). As concerns
the risk of PTD, Steller et al. suggest that it is higher in cases of
CHMF compared with single molar pregnancies and that, when
present, it more commonly progresses to metastatic disease (7).
Sebire and Niemann find out that the risk of PTD after CHMF is
not significantly higher than in single molar pregnancies (8, 9). A
“wait-and-see” approach should be considered rather than im-
mediate termination of pregnancy, because the risk does not in-
crease with advancing gestational age. In our experience no pa-
tients developed PTD after one year follow up carried out with
montly B-hCG level and ultrasound examinations, so we sup-
pose that the risk is comparable in both single molar pregnan-
cies and CHMF.

Diagnosis should also include molar placental karyotype (10).
Although not available for our patients, as in most documented
cases (1, 3, 5, 10), we are convinced that both our cases were
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Figure 3 A-C. Ultrasound scan of normal (superior) and
molar (inferior) placenta (A-B); an enlarged view of molar
placenta (C).

CHMF due to diploid karyotipe, normal newborn, ultrasound
demarcation between the normal and molar placenta and
histopatological examinations. The prenatal diagnosis of a twin
pregnancy with CHMF was reinforced in our cases by demon-
strating in the first one a normal fetal 46 XY karyotype by CVS
at the first trimester of the pregnancy, and in the second one a
normal fetal 46 XX karyotype by amniocentesis at the second
trimester. The diagnosis was definitively confirmed after deliv-
ery, by histological examination of the molar placenta in both
cases.

Conclusions

The prenatal diagnosis of twin pregnancy with CHMF was based
in these patients on ultrasound findings, abnormally elevated 3-
hCG levels and normal fetal karyotype. In the past, most CHMF
gestations were terminated immediately following diagnosis be-
cause of poor information concerning clinical features and natur-
al history. This circumstance has changed in recent years and
that pregnancy may be continued when fetal anomalies and ab-
normal karyotype are excluded (10-12). However, close surveil-
lance to detect potential early signs of maternal and fetal compli-
cations is compulsory and a detailed discussion (and informed
consent) with the couple is necessary.

Parallel to the literature, our opinion is that these pregnancies
should continue under close follow-up during gestational time
and after to exclude PTD.
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