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A 33-year-old woman was diagnosed with sys-
temic lupus erythematosus (SLE) 9 years earlier,
based on clinical findings of photosensitive malar
rash, alopecia, arthritis, and the presence of au-
toantibodies, such as antinuclear antibodies with
a titer of 1:160 and a speckled pattern, as well as
anti—double stranded DNA, anti-ribonucleopro-
tein, and anti-Sjégren syndrome A antibodies.
The patient was regularly using hydroxychlo-
roquine (400 mg/d), with no signs of disease ac-
tivity or other comorbidities. She became preg-
nant, and after 10 weeks, she noticed a rapid dif-
fuse, bilateral, and symmetrical enlargement of
her breasts, associated with local pain and hy-
peremia. Her previous pregnancy 10 years earlier
was uneventful. With a presumptive diagnosis of

FIGURE 1

infectious mastitis, she was administered cepha-
lexin (2 g/d) for 10 days, without improvement.
On physical examination, at 15 weeks of preg-
nancy, she had large breasts with a peau dorange
aspect (FIGURE 1), without nodules or nipple dis-
charge, and a chest diameter of 133 cm. The rest
of the physical examination was unremarkable.
The levels of estradiol, luteinizing hormone, pro-
gesterone, prolactin, testosterone, thyrotropin,
and T, were within the reference ranges. Breast
ultrasound showed diffuse thickening of the skin
and thickening of the subcutaneous tissue with-
out evidence of organized collection. The patient
underwent a deep biopsy of the breasts. Histo-
pathological findings were pseudoangiomatous
stromal hyperplasia, apocrine metaplasia, and
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skin with mild lymphocytic vasculitis. Immuno-
histochemistry was negative for neoplasia. Based
on these findings, we diagnosed inflammatory
gestational gigantomastia in the context of SLE,
a condition characterized by an increase of more
than 1.5 kg per breast. The pathogenesis of gigan-
tomastia is poorly understood. However, an in-
creased prevalence of this condition in puberty
or during pregnancy highlights the potential role
of sex steroids.

Dancey et al' performed an extensive review
of the literature and proposed a classification for
gigantomastia. A total of 108 patients were iden-
tified, and the etiology was defined as follows: ju-
venile in 57 cases, pregnancy-induced in 41 cases,
idiopathic in 13 cases, and drug-induced in 4 cases.
Ten patients were noted to have concurrent im-
mune diseases.! Recently, 50 patients with gesta-
tional gigantomastia were analyzed in a system-
atic review, the majority of whom had bilateral
involvement and had their onset in the first or
early second trimester of pregnancy.? Gestation-
al gigantomastia was reported in 2 patients with
SLE and in 1 patient with undifferentiated con-
nective tissue disease.** Another case occurred
in a patient with SLE who was neither pregnant
nor peripubertal.®

The involvement of autoimmunity in gestation-
al gigantomastia is controversial, and no specific
antibody against breast tissue antigens has been
identified. This disorder is responsible for nega-
tive physical and psychosocial effects, and shows
an unsatisfactory response to drug therapies. Our
patient developed a progressive and exponential
increase in the size of her breasts in the course of
her pregnancy. She also presented with dyspnea
and severe breast pain, as well as with areas of
skin necrosis secondary to an inadequate vascu-
lar supply. A radical bilateral mastectomy was per-
formed at the 26th week of gestation and the to-
tal weight of each breast was 7.5 kg. The histopa-
thology of the breast showed a similar pattern to
the previous biopsy. No further clinical compli-
cations were reported either for the patient or
the neonate after delivery.

REFERENCES

1 Dancey A, Khan M, Dawson J, Peart F. Gigantomastia—a classifica-
tion and review of the literature. J Plast Reconstr Aesthet Surg. 2008; 61:
493-502.

2 Mangla M, Singla D. Gestational gigantomastia: a systematic review of
case reports. J Midlife Health. 2017; 8: 40-44.

3 Lanzon A, Navarra S. Gigantomastia in a patient with systemic lupus er-
ythematosus successfully treated by reduction mammoplasty. Lupus. 2009;
18:1309-1312.

4 Zingaretti N, De Biasio F, Riccio M, et al. A case of gestational gigan-
tomastia in a 37-years-old woman associated with elevated ANA: a casual
linkage? Pan Afr Med J. 2017; 27: 167.

5 Le E, McGirt L, Abuav R. Gigantomastia and autoimmunity: a case re-
port. Lupus. 2009; 18: 1015-1018.

POLISH ARCHIVES OF INTERNAL MEDICINE  2017; 127 (12)



