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Background

Complete hydatidiform moles are usually evacuated by dilatation and curettage (D&C). However, massive
moles are occasionally difficult to remove by D&C. Pemphigoid gestationis (PG) is a rare, perinatal,
autoimmune, and vesiculobullous dermatosis. Only a few cases in which PG coincided with a hydatidiform
mole have been reported. We report a patient with a massive complete hydatidiform mole that underwent
spontaneous expulsion; moreover she subsequently developed PG.

Case Presentation

The patient was a 19-year-old unmarried nulligravid woman. She was referred to our emergency care unit
because of massive genital bleeding after an uncertain period of amenorrhea. The patient had preshock vital
signs with severe anemia. Her qualitative urine human chorionic gonadotropin (hCG) test was positive. Both
ultrasonography and magnetic resonance imaging showed a massive intrauterine mass (19 X15 X10 cm)
with many vesicles, no normal gestational sac, and no fetus. She was immediately hospitalized and treated
with blood transfusion. Sixteen hours after hospitalization, the bleeding increased suddenly, followed by
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Table 1. Abnormal values of clinical laboratory tests

Hospital

day Events Laboratory tests and their values
1st On admission Hb 3.7 g/dL
WBC count 22,100 cells/mL (Neu 62.6%, Eo 4.3%, and Ly 26.8%)
Serum Creatinine 1.7 mg/dL, Blood urea nitrogen 31 mg/dL
3rd After blood transfusion Hb 6.9 g/dL
and expulsion of the mole
serum hCG 80,700 mIU/mL
13th After diagnosis of PG and WBC count 20,600 cells/mL (Neu 68.4%, Eo 14.4%, and Ly 12.5%)
before oral predonisolone
administration serum IgE level 3970 U/mL

anti-BP180-NC16a antibody index 3607

BP, bullous pemphigoid; Eo, eosinophils; Hb, hemoglobin; hCG, human chorionic gonadotropin;
Ly, lymphocytes; Neu, neutrophils; PG, pemphigoid gestationis; WBC, white blood cell count.

1t The normal limit of this index is <9

Table 2. Review of the literature. Our patient and 4 previously reported molar cases,
which developed pemphigoid gestationis.

Patient's Previous DIF used for When skin lesions were first
Year Authors . . .
age (y) gestations diagnosis observed
1950 Tillman, etal.” 42 2 No 7 days after abortion
1974 Dupont 97 - - - -
1975 Yasue ? 53 4 Yes before D&C
1981 Tindall, etal. ' 28 5 Yes 3 days after D&C
2013 This report 19 0 Yes 3 days after spontaneous

expulsion and D&C

D&C, dilatation and curretage; DIF, direct immunofluorescence
All cases were complete hydatidiform moles.
1t We could not obtain details of the literature.

spontaneous expulsion of a massive molar mass. The uterus contracted immediately, preventing further
bleeding. She underwent D&C twice for ensuring complete evacuation of the mole. Three days after
expulsion of the mole, she developed pruritic skin lesions which included papules, erythemas, and bullae
and spread over her entire body. The skin lesions was diagnosed as PG because skin biopsy showed
subepidermal blister formation and linear complement C3 deposition along the basement membrane zone on
direct immunofluorescence, and her serum anti-BP180 NC16a antibody index was very high. She received
treatment with 50 mg/day oral predonisolone, which proved to be very effective. Prednisolone was gradually
tapered and stopped after 10 weeks. The patient's serum hCG level propitiously decreased and became
undetectable 12 weeks after expulsion. Sixteen weeks after the expulsion, the hCG level remained
undetectable and her skin lesions had disappeared without recurrence but leaving pigmentation.

Conclusions
We experienced an extremely rare patient. We presented her course with spontaneous expulsion of a massive
complete hydatidiform mole and subsequently developed PG.
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Figure 1. Images of the complete hydatidiform mole

A. Transvaginal ultrasonography (sagittal)

B. The magnetic resonance image (T2 weighted, sagittal) shows a massive intrauterine mass
(19 X 15 X 10 cm) with many small vesicles, no normal gestational sac, and no fetus.

C. The macroscopic image of the expelled mole that has a classical bunch of grapes appearance

D. The microscopic image (H&E staining) shows the edematous and swollen villi with circumferential
trophoblastic proliferation.

Figure 2. Macroscopic skin lesions including many tense bullae and edematous erythemas

A. On the hands

B. On the femurs

C. On the neck

D. On the abdomen

A

Figure 3. Biposy specimens of the skin lesions

A. The H&E staining shows subepidermal blister formation with cellular infiltration composed mainly
of lymphocytes with numerous eosinophils.

B. Direct immunofluorescence shows linear complement C3 deposition along the basement membrane
zone.

(3R]

1. Lipozencic J, Ljubojevic S, Bukvic-Mokos Z. Pemphigoid gestationis. Clin Dermatol 2012;30:51-5.

2. Berkowitz RS, Goldstein DP. Gestational trophoblastic diseases. In: Hoskins WJ, Perez CA, Young RC, editors.
Principals and practice of gynecologic oncology. Third ed. Philadelphia: Lippincott Williams & Wilkins; 2000.
pl117-37.

3. BRAEMBEAMFES BAREZLSRMEER BRR VAL . H3K. RR, €K HIR, 2011.

4. Soper JT, Mutch DG, Schink JC. Diagnosis and treatment of gestational trophoblastic disease: ACOG Practice
Bulletin No. 53. Gynecol Oncol 2004;93:575-85.

5. Semkova K, Black M. Pemphigoid gestationis: current insights into pathogenesis and treatment. Eur J Obstet
Gynecol Reprod Biol 2009;145:138-44.

6. Lipozencic J, Ljubojevic S, Bukvic-Mokos Z. Pemphigoid gestationis. Clin Dermatol 2012;30:51-5.
7. Tillman WG. Herpes gestationis with hydatidiform mole and chorion epithelioma. Br Med J 1950;1:1471.
8. Dupont C. Herpes gestationis with hydatidiform mole. Trans St Johns Hosp Dermatol Soc 1974;60:103.

9. KT RAARFTAICHRELELRKBIIEIEAICHITLRRBARTEOLOMRR FFERLEI OV BERS
3% 1975;85:251-26.

10. Tindall JG, Rea TH, Shulman I, Quismorio FP, Jr. Herpes gestationis in association with a hydatidiform mole.
Immunopathologic studies. Arch Dermatol 1981;117:510-2.



	スライド番号 1

