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CONCLUSIONS

INTRODUCTION
Orofacial Granulmatosis (OFG) is an uncommon
granulomatous inflammatory condition characterized by
recurrent or persistent swelling of the orofacial soft tissues,
oral ulcerations, gingivitis, and/or cheilitis.1,2 The precise
etiology of OFG is unknown, with genetic, immunologic,
environmental, and infectious etiologies suggested.1-3
Allergic reaction to dietary additives, oral hygiene products,
and dental materials has also been discussed as a possible
cause of OFG.1
CASE REPORT
A 39-year-old female complained of painless, spontaneous,
upper-lip swelling for two years. She reported the lip
swelling initially occurred monthly, subsiding after about 12
hours. The swelling had become persistent during the past
year. Medical history was significant for postural orthostatic
tachycardia syndrome and allergic rhinitis. Medication
included 1.5 mg to 30 mg of Loestrin® daily. Review of
systems revealed diaphoresis, shortness of breath when
exercising, occasional heart palpitations, intermittent dry
cough, sporadic left-side pleuritic-type chest pain, and two
pre-syncopal episodes.

Clinical examination revealed significant swelling of the upper
lip with scattered erythematous papules and crusted
epithelium (Figure 1), and a localized, slightly raised lesion on
the maxillary anterior gingiva (Figure 2). Allergy patch testing,
including dental materials was negative. Antineutrophil
cytoplasmic antibody level, angiotensin-converting enzyme,
and C1 esterase inhibitor were within normal limits. Chest Xray and endoscopy were unremarkable.
An incisional biopsy of maxillary gingival tissue revealed
numerous granulomas composed of epithelioid histiocytes
admixed with multinucleated giant cells and a diffuse infiltrate
of lymphocytes and plasma cells (Figure 3). Periodic acid
Schiff stain did not reveal any fungal or mycobacterial
organisms. On the basis of the clinical and histological
findings, the diagnosis of orofacial granulomatosis was made.
Intralesional injections of 0.3 mL of sterile aqueous
suspension providing 3 mg of triamcinolone (10 mg/mL) to the
upper lip were performed every eight weeks for six months. In
addition, 400mg of hydroxychloroquine daily was prescribed.
The patient experienced significant improvement with this
treatment combination (Figure 4).

The diagnosis of OFG can be challenging to oral
healthcare providers due to the overlap of its clinical
and histological features with several systemic
diseases. Systemic granulomatous diseases and
allergic reactions should be ruled out when OFG is
suspected. Additionally, a gingival biopsy can be
beneficial in the diagnosis of OFG. The use of more
than one therapy is sometimes needed to achieve the
desired result in the medical management of OFG.
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