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INTRODUCTION

Morbihan disease or solid facial edema is a late-
stage complication of rosacea. It is characterized by
facial swelling for which other systemic causes must
be ruled out and is frequently refractory to treat-
ment.' The pathogenesis is unclear, but it is pro-
posed that recurrent inflammation (eg, rosacea and
acne vulgaris) may disrupt the balance between
lymphatic fluid production and drainage and that
mast cells in the inflammatory infiltrate may lead to
fibrosis.”” Here, we describe the workup and suc-
cessful short-term treatment with bilateral upper
portion of the eyelid blepharoplasty of a patient
with severe Morbihan disease.

CASE REPORT

A 66-year-old man with acne vulgaris and rosa-
cea on doxycycline presented as a new patient
with 2 years of facial erythema and progressive
swelling of the eyelids and forehead. He endorsed
intermittent watery eyes and heavy eyelid pressure
but denied pruritus or pain. He was otherwise
healthy without personal or family history of blood
clots. Malignancy screenings were up-to-date. The
patient’s acne and rosacea had been recalcitrant to
courses of prednisone and doxycycline. There
were no other facial issues or treatments. Physical
examination revealed symmetric nonpitting edema
with overlying macular erythema of the bilateral
eyelids, forehead, cheeks, nose, and ears. No

alopecia of the eyebrows was noted. No rash was
noted elsewhere, including on the hands, neck,
trunk, and back. Differential diagnoses included
dermatomyositis, cavernous sinus thrombi, supe-
rior vena cava syndrome, hypothyroidism, para-
neoplastic facial swelling, and depositional disrders
(eg, scleromyxedema). An extensive workup
showed unremarkable complete blood cell count,
thyroid stimulating hormone, antineutrophilic cyto-
plasmic antibody, antinuclear antibody, serum/
urine protein electrophoresis, and IgG levels.
Magnetic resonance imaging and computed tomog-
raphy did not show cavernous sinus thrombi.
Endoscopy and patch testing were unremarkable.
An outside biopsy reviewed did not show mucin
deposition. Repeat biopsies of the upper portion of
the eyelids showed a perifollicular and perivascu-
lar/perilymphatic lymphohistiocytic inflammatory
infiltrate with extensive dermal lymphangiectasia,
marked dermal edema, focal intravascular histiocy-
tosis, and scattered perilymphatic granulomas,
consistent with Morbihan variant of rosacea
(Fig 1. There was no improvement despite treat-
ment with isotretinoin. The patient was referred to
oculoplastic surgery and underwent bilateral upper
portion of the eyelid blepharoplasty. He experi-
enced marked improvement in eyelid swelling,
heavy eyelid sensation, and cosmesis. However,
the patient’s symptoms recurred 7 months after
surgery (Fig 2).
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Fig 1. Histopathology of upper portion of the eyelid skin. Scanning microscopy shows dermal
edema and lymphangiectasia with perivascular and periadnexal inflammation (Jeft,
hematoxylin-eosin stain; original magnification: 4X). There are small perilymphatic granu-
lomas (bottom right) and intralymphatic histiocytes (upper right) (hematoxylin-eosin stain;

original magnification: 20X).

Fig 2. Clinical photographs. The patient’s initial presentiation of symmetric nonpitting edema
with overlying macular erythema of the bilateral eyelids (leff), compared with the patient’s
marked improvement following bilateral upper portion of the eyelid blepharoplasty at
4 months after surgery (middle), and recurrence of disease 7 months after surgery (right).

DISCUSSION

This case report emphasizes 2 important points
about Morbihan disease: it is difficult to diagnose and
it is often refractory to typical theratpies.l’4 With
regard to diagnosis, a thorough workup, including
biopsy and clinicopathologic correlation, is recom-
mended to assist in differentiating Morbihan disease
from other systemic causes. As for treatment, this
case suggests that oculoplastic surgery, such as

blepharoplasty, offers a potential short-term thera-
peutic alternative for patients with recalcitrant
Morbihan disease involving the eyelids.

We hypothesize that blepharoplasty initially
causes significant scarring and contracture of the
wound, which could temporarily ameliorate the
facial edema by limiting the accumulation of edema.
However, this outcome is short-lived because as the
eyelid blood vessels reform over a period of months,
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the abnormal lymphatic vessels fail to properly drain
the edema. This mechanism is similar to that
involved in tetracycline injections as a potential
sclerosing agent for improvement of festoons.’

Additionally, given that there is no known effec-
tive long-term treatment for Morbihan disease, it is
important to consider optimal prevention strategies.
As Morbihan disease is thought to be a late-stage
complication of rosacea, it is important to treat early
and monitor closely for signs of progression.”

In conclusion, blepharoplasty may be an effective
short-term alternative for patients with recalcitrant
Morbihan disease. More research is needed to better
understand the transition from rosacea to Morbihan
disease, which patients might be at higher risk,
opportunites for disease prevention, and optimal
long-term therapies.
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