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ABSTRACT

Pyoderma gangrenosum is a rare ulcerative cutane-
ous disorder commonly associated with systemic dis-
eases such as inflammatory bowel diseases. This pa-
per reports a case of pyoderma gangrenosum affect-
ing the mouth and the skin associated with ulcerative
colitis. A Medline search in English literature from
1961 to 2012 revealed only 11 documented cases of
pyoderma gangrenosum with oral involvement. Pre-
vious reported cases of oral cavity involvement have
shown that the most common sites of manifestation
are the tongue, palate, and tonsillar fauces. This case
emphasizes the importance of including inflammatory
bowel diseases and their manifestations in the differ-
ential diagnosis of ulcerative lesions in the oral cavity.
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1. INTRODUCTION

Pyoderma gangrenosum (PG) is a rare disorder of skin
commonly associated with systemic diseases such as in-
flammatory bowel diseases (IBD), haematological dis-
orders and autoimmune disease [1]. PG has been re-

ported to occur in about a third of the IBD population [1].

Although its etiology still unknown it may be an auto-
immune disorder. Clinically, this disorder is character-
ized by painful papulopustules which can progress to
large and irregular ulcerations [1,2]. PG may affect any
part of the body, but there are more common sites of in-
volvement such as lower extremities, buttocks, abdomen,
face and rarely forehead, scrotum and eyes [2,3]. Oral
involvement is rare, but ulcerations may appear as a ma-
nifestation of this disease [4]. A Medline search in Eng-
lish literature from 1961 to 2011 revealed only 11 docu-
mented cases of PG with oral involvement and this case
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report illustrates a new occurrence associated with Ulce-
rative Colitis (UC) [1,2,4-10] (Table 1).

2. CASE REPORT

A 58-year-old male was referred sought our Hospital pre-
senting signs of active UC (diarrhea, melena, abdominal
pain), which had been diagnosed fifteen years ago. Phy-
sical examination revealed multiple purulent necrotic ul-
cers spread by skin tissue of trunk, limbs, face, and eye-
lid (Figure 1). These lesions were clinically diagnosed as
PG by dermatologist. Intraoral examination revealed an
extensive vegetative ulceration surrounded by an erythe-
matous halo on the left side of the soft palate and tonsil-
lar pillar, measuring about 3.0 x 2.0 cm in size, sympto-
matic and recovered by a yellowish pseudomembrane
(Figure 2(A)). In addition, another superficial ulceration
was identified on the right side of the tongue, but differ-
ent from the ulcer of the palate (Figure 2(B)). The pa-
tient lost 8 kg during one month since the disease started
and the laboratory tests revealed white blood cell count
15,900/mm?; red blood cell count 4.17 x 10%mm?; and
an increased of platelet count 598 x 10%mm?; glutamic
oxaloacetic transaminase, 28 IU/L; glutamate pyruvate
transaminase, 25 IU/L. The C-reactive protein was 20.34
mg/dL and erythrocyte sedimentation rate 71 mm. The
patient was submitted to colonoscopy which showed
flare-up colitis involving the entire colon followed by an
incisional biopsy. The microscopy showed nonspecific
inflammatory cell infiltration including neutrophils and
lymphocytes and no granulomatous lesions were ob-
served (Figure 3(A)). Incisional biopsy of the skin trunk
lesion was performed which showed non-specific sup-
purative inflammatory lesion with infiltration of neutron-
phils and lymphocytes in the connective tissue with some
necrosed blood vessel (Figure 3(B)). The diagnosis was
ulcerative colitis (UC) and pyoderma gangrenosum (PG)
for oral and skin lesions, respectively. Treatment con-
sisted of controlling the underlying inflammatory bowel
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Table 1. Cases of PG with oral involvement reported in the literature.
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Associated Systemic

Case reports Sex/Age Oral Site Diseases Oral Biopsy Treatment
M/28 Palate uc Non-specific chronic Prednisolone 30 mg daily
Margoles & Wenger, ulceration
1961
M/23 Palate uc NP Cortisone 300 mg daily
. NI NI uc NI NP
Basu & Asquith, 1970 NI NI uc NI NP
Yusuf & Ead, 1985 M/61 Tongue NI NP Prednisolone 100 mg daily
Prednisolone 80 mg daily, pulsed
methyl prednisolone
. 50 mg twice daily, dapsone
Snyder, 1986 F/29 Oral mucosa ANA 1:80 NP 100 mg once daily
intralesional
triamcinolone weekly.
Mucosal ulceration,
Necrosis, mixed ;rgdpr?ilsiel(ér?;eftgy !5 days
Kennedy et al., 1987  F/54 Tongue IBD, Hepatitis B mflammatory infiltrate: prednisolone 30 mg
predominantly
. alternate days
neutrophils
Polycythaemia rubra  Focal necrosis, small Int_rales_ional
Ycoetal., 1988 M/62 Palate o Triamcinolone and
vera vessel vasculitis .
Prednisolone
Mucosal ulceration,
Palate, oropharynx, ?ﬁ?ﬁ?& ?:]li'r?;nfrgtrfif Methyl
Setterfield et al., 2001  M/54 tongue and comis  1gA paraproteinaemia and a mixed prop prednisolone and
sure of lip inflammatory cell Cyclophosphamide
infiltrate in the corium
L . Prednisolone 15 mg daily
Hiromi, 2008 Fl47 Buccal mucosa Behcet disease NP Colchicine 1 mg daily
Paramkusam et al Chronic, non-specific Metronidazole, Chlorhexidine
2010 " F/45 Palate PG suppurative inflammatory mouth rinse, Prednisolone 30 mg
lesion daily and Dapsone
Curietal Prednisolone 40 mg daily,
: M/48 Palate and tongue UC NP Mesalamine 4 mg daily, Oxacillin

(present case)

2 g daily

NP: Not Performed; NI: Not Informed; UC: Ulcerative Colitis.

Figure 1. Clinical aspects of skin lesions. (A) Lesions affecting
the chest; (B) Detail of the lesion; (C) Lesions in the face, eyes
and (D) finger.
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Figure 2. (A) Clinical aspects of oral lesions; (B) Ulceration
in palate and tongue.

disease using systemic steroid therapy (Prednisolone 40
mg daily) and (Mesalazine 800 mg daily) associated with
antibiotic therapy (Oxacillin 2 g daily). The oral lesions
were managed with local therapies using Chlorexidine
0.12% mouthwash and topical corticosteroids. After a
week of treatment, we observed rapid and complete re-
solution of the mucocutaneous lesions, as well as the

signs and symptoms of UC (Figure 4).
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Figure 3. Photomicrography of colonoscopy and biopsy of the
skin, respectively. (A) Intense inflammatory infiltrate com-
posed of polymorphonuclear cells, plasmocytes and few eosi-
nophils causing disruption of the glandular tissue colonic; (B)
Hyperplastic stratified squamous epithelium with acanthosis
and focal subepithelial hemorrhage. The connective tissue rev-
elead an intense and diffuse inflammatory infiltrate with some
neutrophils and plasmocytos in perivascular areas (HE).

Figure 4. 3 months follow-up showing the remission of muco-
cutaneous lesions.

3. DISCUSSION

Pyoderma gangrenosum (PG) is a rare neutrophilic der-
matosis first described by Bursting et al. [11], in 1930,
who published 5 patients with skin lesions and 4 of
whom associated with Ulcerative Colitis (UC). It is char-
acterized by recurrent cutaneous ulcerations commonly
associated with systemic disease (inflammatory bowel
disease (IBD), rheumathoid arthritis, inflammatory pol-
yarthritis, myeloma, paraproteinemia, polycythemia vera,
acute and chronic myelogenous leukemia, chronic hepa-
titis and Behcet’s syndrome), while in 40% - 50% cases
no systemic disease is observed [1]. Skin lesions have
been described as ulcerative lesions with central necrosis
and irregular violaceous border tenderness with under-
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mined rolled edges. Also, they can be solitary, multiple
or present different clinical aspects [4]. It predominately
occurs in adults between the ages of 20 - 50 years and
rarely affects children [4]. Because the microscopic find-
ings of PG and the laboratory tests are nonspecific, the
diagnosis is based primarily on its clinical manifestations.
In our case, PG was diagnosed through clinical examina-
tion by a dermatologist and it was confirmed by micro-
scopic findings.

UC presents a slight male predilection, significant mor-
bidity, but low mortality [12]. The main signs are chronic
diarrhea with blood, weight loss, fatigue and abdominal
pain. Criteria for diagnosis of UC is based on clinical
findings, colonoscopy and sampling of intestinal mucosa.
In this case, diagnosis of UC was done 15 years ago
through the above mentioned examinations and this was
the first time period associated with PG. Despite of the
previous medical history, a new colonoscopy with colon
biopsy and laboratory tests confirmed the diagnosis of
uUC.

In patients with inflammatory bowel diseases (IBD),
PG occurs in approximately 5% of cases with UC. Our
case shows this well recognized association found in the
literature. Extraintestinal manifestations of the IBD are
common and they can be found in 6% - 47% of cases
reported [12]. Oral involvement of PG is very rare [4].
There are only 11 reported cases (Table 1) of PG in-
volving oral cavity in the literature [1,2,4-10]. Oral le-
sions in PG are characterized by irregular shaped ulcers
of varying sizes in diameter with rolled out margins and
a grayish colored base and affect mainly the tongue, soft
and hard palate [1,2,4-10]. Where oral lesions occur in
association with IBD, they should be differentiated from
other oral ulcers such as aphthous ulcers and pyostomati-
tis vegetans (PV) [12]. PV is another rare condition which
can develop in association with UC and is characterized
by pustules, erosions and vegetative plaques in the oral
cavity [2]. The histopathological features of PV are very
characteristic [2] and show hyperkeratosis and acanthosis
intraepithelial abscesses and a prominent eosinophilic
and neutrophilic infiltrate in the lamina propria [5]. Since
the first reports of PV, approximately 37 cases have been
documented in the literature [13].

Previous cases report of oral cavity involvement in pa-
tients with PG have shown that the most common sites of
manifestation are the tongue, palate, and tonsillar fauces.
Among these 11 previous reported cases, 5 patients de-
veloped oral lesions on the palate and 3 patients had le-
sions on the tongue. In this review, PG was associated
with IBD in 5 patients, usually UC.

The treatment of the oral lesions depends on the cor-
rect diagnosis of the systemic disease and appropriate
selection of local and systemic therapies. When PG ul-
cerative condition is well established, it is essential to
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investigate super added microbial infection by haemato-
logical and swab cultures to treat with appropriate anti-
biotics [14]. In our case, the treatment consisted of sys-
temic therapy, involving corticosteroids and Mesalazine
to control the IBD, associated with antibiotic therapy to
treat the super added infection. After one week of treat-
ment, the systemic therapy resulted in a complete and
fast resolution of the mucocutaneous lesions. In addition,
the oral lesions were managed with antiseptic and topical
corticosteroids mouthwashes.

Finally, although the oral involvement of PG is very
rare, it should be considered in patients with IBD and
skin ulcers. This case emphasizes the importance to con-
sider this entity as differential diagnosis of ulcerative le-
sions in the oral cavity.
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