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BACKGROUND:  Gigantomastia  is  a rare  condition  characterized  by  excessive  diffuse  enlargement  of  both
breasts and  can  be  physically  and  psychosocially  disabling  for  the  patient.  Despite  an  extensive  search,  the
etiology  remains  poorly  understood  with  most  common  being  pubertal  and  gestational  gigantomastia,
with  incidence  of Idiopathic  gigantomastia  associated  with  bilateral  PASH  being  extremely  rare.
METHODS:  A  37 year  old  lady  with  bilateral  gigantomastia  and  severe  back  pain  with  a  normal  radiological,
hormonal  and histopathological  evaluation  underwent  reduction  mammoplasty  with  objective  of  weight
and  volume  reduction  of  the  breasts  along  with  aesthetic  enhancement.
RESULTS:  The  excised  specimen  weighed  3.5 and  5 kg respectively  in  left  and  right  breast  with unevent-
ful  post  operative  period  and  symptomatic  relief  to  the patient.  The  histopathology  was  suggestive  of
macromastia  with  pseudoangiomatous  stromal  hyperplasia  like  areas  with  focally  PR  positive  status  on
IHC.
CONCLUSION:  Most  commonly  etiological  factor  for gigantomastia  is  endogenous  hormone  stimulation.
While  idiopathic  gigantomastia  is  rare  those  associated  with  PASH  are  still  rarer  with  around  13  cases

reported  in  the  literature  till  date.  PASH  is  a beingn  mesenchymal  proliferative  lesion  of  the  breast,  mostly
found  in  premenopausal  women  and rarely  manifests  clinically.  Reduction  mammoplasty  can  make  a
significant  improvement  in  life  of  such  young  patients  with  explained  risk  of  probability  of  recurrence.
Among  the  various  techniques  available  inverted  T scar  pattern  with  superiomedical  pedicle  are  preferred
as the  learning  curve  is shorter,  have  greater  versatility,  and  is reproducible  with  consistent  results.
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1. Introduction

Gigantomastia is a rare condition characterized by excessive
diffuse enlargement of both breasts and can be physically and
psychosocially disabling for the patient [1]. In some texts gigan-
tomastia (Greek, gigantikos: giant) is defined as excessive breast
tissue more than 2.5 kg [2,3]. Patients experience physical and
psychological discomfort, such as pain, muscular discomfort, skin
ulceration [4] due to overstretching, loss of nipple sensation, and
social stigma. Despite an extensive search the etiology remains
poorly understood [5], with most common being pubertal and ges-
tational gigantomastia.

Pseudoangiomatous stromal hyperplasia (PASH) of breast is
a rare benign proliferation of non specialized fibrous mammary
stroma [6] first described in 1986 by Vuitch et al. [7] on histopathol-
ogy. It is usually asymptomatic and found incidentally on breast

biopsies of premenopausal women. However, bilateral diffuse
PASH that causes rapid breast enlargement without forming dis-
crete nodular masses is extremely rare.
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The etiology of PASH has not been well established. It is known
o express progesterone and estrogen receptors, indicating that it
s hormone-sensitive [8]. Gigantomastia due to PASH is very rare.
ewer than 10 cases have been reported in the literature [9] and
nly one recurrence has been reported [10]. Thus case was diag-
osed as Idiopathic gigantomastia which was later confirmed as
ASH after histopathological examination of the resected speci-
en. This work has been reported in line with the surgical case

eport (SCARE) guidelines criteria [11].

. Case report

A 37 year lady, homemaker, presented with a history of painless
rogressive and massive enlargement of breasts for 8 years with
evere back pain, impairment of daily functioning and psycholog-
cal embarrassment with no family history of similar complaint.
he had menarche at the age of 11 years and menstrual cycles
ere regular with normal flow. Her obstetrics history was P3A0.
ll pregnancies were full term with normal vaginal delivery. Her

rst pregnancy was 18 years ago, and last 10 years ago with history
f breastfeeding for 2 years in the first two  pregnancies and 1 year
n the last one. She had no history of any drug intake, alcohol and
moking. Her BMI  was  23.8 kg/m2. Breast examination revealed no
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Picture 1. Bilateral gigantomastia.
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Picture 2. Resected b

palpable lump or axillary lymph nodes with normal overlying skin
(Pictures 1–4).

As a part of etiological evaluation laboratory assays were con-

ducted (� Hcg, S.LH, S.FSH, S. prolactin, S.TSH, S.GH, IGF, LFT) which
were normal. Breast Ultrasonography was suggestive of gigan-
tomastia with no abnormal findings (BIRADS 2). MRI  was planned
due to large and dense breasts which had similar findings. Ultra-
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al breast specimens.

ound guided core cut biopsy of the breast revealed normal breast
issue.

She was planned for bilateral reduction mammoplasty with

nverted T scar and wise pattern with superomedial pedicle flap.
he objective was  of weight and volume reduction of the breasts
long with aesthetic enhancement.
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Picture 3. Pre-operative image of the patient.
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Picture 4. Histopatho

She underwent surgery with negative suction drain placement.
The excised specimen weighed 3.5 and 5 kg respectively of left
and right side breast with an uneventful post-operative period.
The histopathology was suggestive of macromastia with pseudoan-
giomatous stromal hyperplasia (PASH) like areas and was  focally PR
(progesterone receptor) positive on immunohistochemistry.

3. Discussion

The first paper using the term gigantomastia was  by Lewison
et al. in 1960. Patients with gigantomastia suffer from physical
problems, such as mastalgia, ulceration, infection, postural prob-
lems, lower back pain, chronic traction injury of the fourth, fifth,

and sixth intercostal nerves hence loss of nipple sensation and
psychological problems such as social stigma.

Etiological factors for gigantomastia include endogenous hor-
mone stimulation in pregnancy and puberty, drug induced and
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l slide showing PASH.

diopathic. Patients presenting with excessive breast growth, hav-
ng no obvious precipitating cause with all hormonal investigations
ppearing normal are categorized as idiopathic gigantomastia.
rug induced rare associations of gigantomastia include peni-
illamine [12], neothetazone [13], and cyclosporine [14]. The
echanism of action of these pharmacological agents remains

nclear. Cessation of the drug with or without a reduction pro-
edure is the mainstay of treatment.

In 2016 Anne Dancey et al. [15] conducted a meta-analysis of
ll published cases of gigantomastia irrespective of etiology to
ive a case series of 115 patients. It included 57 cases of juve-
ile gigantomastia, 41 cases of pregnancy induced gigantomastia,
3 cases of idiopathic gigantomastia and four cases of drug-
nduced gigantomastia. Ten patients were noted to have concurrent
mmunological diseases (myasthenia gravis, Hashimoto’s thyroidi-
is, rheumatoid arthritis, psoriasis). In eight cases the gigantomastia
as  noted to be familial and these presented as juvenile gigan-
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tomastia. The results of that study, which indicated puberty and
pregnancy to be the major etiology, imply that gigantomastia might
be related to endogenous hormonal stimulation.

Pseudoangiomatous stromal hyperplasia is a rare but benign
mesenchymal proliferative breast lesion presenting mostly in
premenopausal women [8,16]. It is found incidentally in approx-
imately 23% of breast biopsies [17], but it is rare for it to manifest
clinically. It mimics fibroadenoma and is rare, as fewer than
200 cases have been reported. Bilateral diffuse PASH causing
rapid breast enlargement is even rarer, with fewer than 10 cases
reported which were idiopathic. In our case the diagnosis was
made on histopathology examination of the specimen postoper-
atively.

As per the available literature Imaging studies in PASH usu-
ally show non-specific findings [6]. Mammography does not reveal
any abnormalities in most cases. Histologically it is observed as
a complex network of slit- like spaces lined by discontinuous
endothelial-like flat spindle cells without mitosis or nuclear atypia
[18,19], separated by dense collagenous and fibrous areas of stroma.
However, these pseudo vascular spaces are not true vascular struc-
tures, as they contain no erythrocytes.

The hypothesis that PASH is related to elevated hormone levels
is controversial. A study by Erin Bowman et al., a case series of
retrospective data analysis of 24 PASH patients found (95%) samples
were ER or PR positive which supported a hormonal basis for its
development [8] similar to our case where the specimen was PR
positive.

Jun Hyeok Kim et al. [10] in 2018 reported a case of Recurrent
PASH-caused gigantomastia in a 33-year-old woman  which has
never been reported in the literature, who had undergone bilateral
reduction mammoplasty 4 years back for gigantomastia. Mastec-
tomy was done and histopathology was consistent with findings
suggestive of PASH. It is the single case report ever reported for
recurrence in PASH associated gigantomastia.

Either Reduction mammoplasty or mastectomy with breast
reconstruction can be considered as a preferable line of manage-
ment. The patients are reluctant to undergo total mastectomy and
with little evidence of recurrence in such cases reduction mammo-
plasty can be planned with explained risk and patient can be kept
in close follow-up.

As in this case there was no evidence of any underlying malig-
nant or premalignant disease on radiology and core needle biopsy,
keeping in mind the age of the patient we planned for reduction
mammoplasty with explained risk of recurrence due to hypertro-
phy of the remaining breast tissue.

Most authors conclude that gigantomastia cannot be influenced
by conservative or medical treatment and only resolves with surgi-
cal maneuvers. Moreover with hormonal therapy even if attempted
the results will be very slow and inconsistent and with such a huge
size of breasts symptomatic relief is expected to take a very long
time.

Among the various techniques available inverted T scar pat-
tern and superiomedical pedicle was preferred as the learning
curve is shorter, have the greatest versatility, and it is repro-
ducible with consistent and predictable results [2]. Surgery can
make a significant improvement in quality of life of these
patients with immediate relief. As the etiology of the disease
is poorly understood, these patients need proper endocrinolog-
ical and radiological evaluation before any treatment can be
planned.
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