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1 | INTRODUCTION

Hydatidiform moles mainly develop within the uterine cavity,
but may also occur in ectopic pregnancy. Tubal hydatidiform
mole is a very rare entity which was first reported in 1871.
To date, patients affected by this disease are mostly treated
with salpingectomy while salpingotomy was only reported in
one case.'

For common ectopic pregnancies in the fallopian tube, in-
creased risks of persistent trophoblast (7% vs <1%; relative
risk (RR) = 15.0, 95% confidence interval (CI) = 2.0-113.4)
and repeat ectopic pregnancy (8% vs 5%; RR =1.6, 95%
CI = 0.8-3.3) were documented in patients treated with salp-
ingotomy compared to those with salpingectomy.” For tubal
molar pregnancy, the main threat after salpingotomy is gesta-
tional trophoblastic neoplasia (GTN), which is not estimated
yet because only one case was reported before. Here, we pres-
ent another case of tubal hydatidiform mole that was treated
with salpingotomy and possessed a favorable prognosis.

2 | CASE PRESENTATION

A 27-year-old Chinese GI1P0 female consulted the
outpatient department with complaints of spotting per
vaginum and intermittent abdominal pain for 5 days. Her
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last menstruation was 30 days before. Physical examination
revealed incrassation in the right adnexal area. No signs of
peritonitis were detected. Urine pregnancy test was posi-
tive and pelvic ultrasonography revealed a right adnexal
mass measuring 31 X 28x18 mm (medium/low echogenic),
while no sac was detected in the uterine cavity. Serum
beta-HCG titer was 6178 mIU/mL, and progesterone titer
was 3.73 ng/mL. The patient had an induced abortion of
the first trimester and an appendicectomy, 3 and 11 years
before the attendance, respectively. The family history was
not significant, and she was a non-smoker.

The patient was primarily diagnosed with ectopic preg-
nancy. Explorative laparoscopy was performed and an un-
ruptured mass with a purple blue appearance was found in
the ampulla of the right fallopian tube. There was little free
fluid collection in the pouch of Douglas. Right salpingotomy
was performed and 100 mg methotrexate was injected into
the right mesosalpinx as a routine at the time of salpingot-
omy for ectopic gestation in this institution. The specimen
was sent for histological evaluation. Grossly, the content of
the tube consisted of a lump of dun-colored blood clots in
which villi were seen. Microscopically, circumferentially
proliferated cytotrophoblastic and syncytiotrophoblastic cells
were presented with irregular shape and enriched stroma.
Hydropic appearance was mild in this case as the pregnancy
was still in its early days. No embryonic tissue was present.
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The P57 expression in villous trophoblast cells or stroma was
negative. The result of the karyotype analysis of the sample
was 46, XX. All the above features were highly suggestive of
tubal complete hydatidiform mole (Figure 1).

The postoperative course was uneventful, and no side
effects of methotrexate such as leucopenia or hepatic dys-
function were reported. The patient was then monitored
according to the guidelines for hydatidiform moles. At the
second day of surgery, the beta-HCG fell to 996.79 mIU/
mL and returned to normal after two weeks. After that, she
was followed-up every week until three consecutive negative
beta-HCG titers were achieved. Then, she was followed-up
every one or two months for one year, during which oral con-
traceptive pills were suggested. Progression was not detected
in the 24 months after surgery. Written informed consent was
obtained from the patient.

3 | DISCUSSION
Tubal hydatidiform mole is an extremely rare event. The in-
cidence of this disease is estimated to be between 1/200 000
and 1/10 000, which varied considerably in different coun-
tries.® In the United Kingdom, an incidence of 1.5/1 000 000
as documented in a 15-year study4; while in Tunisia, an in-
cidence of 4.3/10 000 was reported in a university hospital
in 2012.°

The diagnosis of tubal hydatidiform moles depends mainly
on pathology in the present case. Histologically, they are dif-
ficult to be distinguished from two situations: non-molar hy-
dropic abortion and early placentation.6 Burton et al reviewed
25 patients suspected of ectopic moles out of 4261 patients,
but confirmed only 3 (12.0%) cases on central pathological
review.® Gillespie et al and Sebire et al found even lower
rates of final identification in suspected patients (9.7% and
6.1%, respectively).“’7 The diagnostic deviation mainly arose
from the fact that in tubal gestation extravillous trophoblast

FIGURE 1
features of the presented case. A and B,

The microscopical

Hematoxylin and eosin staining of the
specimen. Circumferential proliferated
trophoblast cells were presented which are
irregular-shaped and enriched in stroma.
Hydropic appearance was mild in this case.
C, The immunohistochemistry staining of
P57. Cytotrophoblast cells or villous stroma
was negative for P57 expression

cells may be particularly exuberant and the blighting of ova
is common, which are easily misleading to hydatidiform
moles.® Pathologically, tubal hydatidiform moles are charac-
terized by marked circumferential proliferation of trophoblast
accomplied by the presence of hydropic changes affecting
some or all of the placental villi.% In early placentation, polar
trophoblastic proliferation is characteristic while hydrop
is absent or mild. In hydropic abortion, mild to moderated
edema of the villous stroma is characteristic while circumfer-
ential trophoblastic excess is absent.®

Molecular techniques were helpful in distinguishing par-
tial from complete moles. In the present case, negative expres-
sion of P57 of the villous trophoblast cells or stroma was used
for confirming the complete mole diagnosis.® Genotyping,
DNA flow cytometry, and chromosome in situ hybridization
were also considered to be helpful in differentiating moles by
ploidy.6 This conclusion was based on the traditional wisdom
that complete mole is diploid whereas partial mole is triploid.
However, it was reported that only 94% of the complete moles
were diploidy and 65% of the partial moles were triploidy.9

The risk of GTN after salpingectomy in tubal moles is
considered much lower compared to intrauterine counterparts
because the lesion was completely removed. For intrauterine
moles, approximately 20% of complete and 3.5% of partial
moles progressed to GTN. 10 There were only sporadic reports
of tubal moles progressed to GTN after salpingectomy and all
the reported cases achieved remission after methotrexate or
second-line chemotherapy.‘s’“’12

Yet the risk of GTN after salpingotomy in tubal moles is
undefined and our case may add to the experience of using
salpingotomy in such patients.Most of the time, the diagno-
sis of tubal molar pregnancy occurs after pathological ex-
amination and common ectopic pregnancy was ordinarily
suspected before the surgery. In such cases, salpingotomy
may be chosen by patients possessing strong willingness to
preserve the tube. In 1998, Newcomer reported a patient
of tubal partial mole treated with salpingotomy. That was
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a 25-year-old woman with beta-HCG titer of 6909 mIU/
mL at 8 week's gestation. She did not receive chemother-
apy and recovered well without persistence or recurrence.'
Here, we presented a case of tubal complete mole treated
with salpingotomy plus methotrexate, which possessed a
favorable outcome. Being a folic acid antagonist that blocks
cell division'® and thus able to kill the possible residual tro-
phoblast cells, methotrexate was used comprehensively in
conservative surgery of ectopic pregnancy in China. In this
case, methotrexate acted as prophylactic chemotherapy and
may have contributed to the remission of disease.

4 | CONCLUSION

Tubal hydatidiform mole is really rare and mostly treated
with salpingectomy. The risk of GTN after salpingotomy for
this disease is unknown as salpingotomy was seldomly re-
ported before. Here, we presented a case of tubal complete
mole treated with salpingotomy plus methotrexate that pos-
sessed a favorable outcome. Our report adds to the experi-
ence of using salpingotomy in tubal molar patients.
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