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Sweet syndrome is a rare skin condition characterized by painful papules, nodules, or plaques with dense neutrophilic infiltrate in the
upper dermis. It has been observed as idiopathic (classical), malignancy-associated, and drug-induced. $e pathogenesis is not
completely understood, but it is thought to involve hypersensitivity reactions to specific triggers. In some cases the etiology is unclear
or may be multifactorial. We present a case of Sweet syndrome secondary to ulcerative colitis flare versus adalimumab re-induction.

1. Introduction

Sweet syndrome, or acute neutrophilic dermatosis, is a rare
skin condition characterized by painful papules, nodules, or
plaques with dense neutrophilic infiltrate in the upper dermis
[1]. It is often accompanied by fever and peripheral neu-
trophilia. Less common, but reported, complications include
arthralgias, myalgias, nausea, vomiting, diarrhea, headache,
and conjunctivitis. $is syndrome is more frequently seen in
women, most prevalent in adults aged 30–70 years old, but
has also been reported in children [2].$e pathogenesis of the
disease remains unknown; however, it has been postulated
that it may be a hypersensitivity reaction given its relation to
autoimmune diseases, malignancies, and infections. Here, we
report a case of Sweet syndrome in a patient with pan-ul-
cerative colitis recently re-induced with adalimumab.

2. Case Report

A 22-year-old male with a history of pan-ulcerative colitis
(UC) recently re-induced on adalimumab presented to the
hospital with odynophagia and inability to swallow

secondary to significant oral ulceration and 20–25lb weight
loss. He was diagnosed with UC at 20 years old and was
treated with a course of prednisone along with induction
with adalimumab. He remained asymptomatic on adali-
mumab for 8months until he lost his insurance and self-
discontinued the medication. He remained minimally
symptomatic for 2 years and was lost to follow-up. However,
he finally presented to clinic with one month of bloody
diarrhea and weight loss and was eventually re-induced with
adalimumab and a prednisone taper after being diagnosed
with a UC flare. His gastrointestinal symptoms resolved
quickly; however, he developed severe progression of oral
mucosal ulcerations and a papular rash approximately 7–10
days after adalimumab re-induction. Due to worsening
odynophagia, he presented to the hospital with severe de-
hydration. On admission, the patient was afebrile with
laboratory investigations significant for C-reactive protein
(CRP) 151.5, white blood cell count (WBC) 13.0, and
neutrophils 10.18 (78.4%). Otolaryngology was consulted to
perform laryngoscopy, which was significant for ulcerations
along the epiglottis. Biopsy of an ulceration was collected at
that time. Endoscopy was not performed. On day two of
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hospitalization, he developed a fever to 38.3 C. At this time,
the patient was noted to have erythematous, scaled papules,
and nodules on his face, head, trunk, and buttocks that
drained transparent, yellow discharge (Figure 1). Derma-
tology was consulted and performed a punch biopsy of the
skin lesions and oral ulcers. $e gingival biopsies were
nonspecific; however, skin biopsy was significant for neu-
trophilic infiltrate in the dermis with formation of micro-
abscesses within the epidermis and superficial dermis
(Figure 2). $e constellation of the patient’s presenting
symptoms, biopsy findings, and disease context (i.e., onset of
symptoms during a UC flare two days following adalimumab
induction) raised suspicion for drug-induced vs. classic
Sweet Syndrome. $us, adalimumab was discontinued, and
he was switched to infliximab therapy. In addition to this
management, the patient’s prednisone dose was increased.
At a dermatology follow-up appointment 11 days later, the
patient’s skin lesions were nearly resolved, and he no longer
had oral ulcers.

3. Discussion

$ere are three clinical types of Sweet syndrome: idiopathic
(classic), malignancy-associated, and drug-induced. Differ-
ent diagnostic criteria have been established for each type. In
the classic type, lesions may resolve after weeks to months

untreated. In the malignant-associated type, symptoms may
resolve following remission of the cancer. In drug-induced
type, improvement may be seen after stopping the associated
medication. Regardless of the subtype, systemic cortico-
steroids are the first-line treatment, and resolution of
symptoms may begin as soon as 72 hours after initiation of
therapy. In this case, the onset of skin lesions consistent with
Sweet syndrome during an ulcerative colitis flare, two days
post re-induction of adalimumab raises the questions of
classical versus drug-induced Sweet syndrome. A 2007 re-
view of acute neutrophilic dermatosis found that classic
Sweet syndrome is often associated with upper respiratory or
gastrointestinal infections, as well as inflammatory diseases
such as ulcerative colitis and Crohn’s Disease [1]. In 2005, a
review documented that 35 cases of Sweet syndrome asso-
ciated with inflammatory bowel disease had been docu-
mented worldwide [3]. Drug-induced Sweet syndrome has
also been well documented as associated most commonly
with granulocyte colony-stimulating factor, tretinoin, sul-
famethoxazole and trimethoprim, bortezomib, and azathi-
oprine [1]. Tumor necrosis fator (TNF) inhibitors have not
been commonly documented as associated with Sweet’s
syndrome; however, one 2015 case report suggested its as-
sociation with adalimumab re-induction in Crohn’s Disease.
In that case, discontinuation of adalimumab prompted full
recovery of the skin lesions [4]. Oral Sweet’s syndrome,

Figure 1: Firm, erythematous, and umbilicated papules with central erosion and crust.$e lesions were observed on the face, scalp, and jaw.

(a) (b)

Figure 2: Histologic sections show subcorneal pustules and dense neutrophilic dermal infiltrate ((a)-4X and (b)-10X). Special stains
including gram, AFB, and FITE were negative for definitive microorganisms.
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presenting with mouth ulcers, has also been documented in
the literature [5–8]. In one report, a patient had ulcerative
colitis and was taking adalimumab. $is report attributed
association to be to IBD, rather than adalimumab [8].

$e pathogenesis of Sweet’s syndrome is not well un-
derstood. It is postulated that certain drugs or diseases may
stimulate cytokines that increase neutrophil activation,
leading to the syndrome’s manifestations of fever, neutro-
philia, and neutrophil infiltration to the dermis [9, 10].
However, in these cases, it is often pro-inflammatory drugs,
or drugs that are anti, pro-inflammatory cytokines, that are
associated with the syndrome. Adalimumab blocks a pro-
inflammatory agent, tumor necrosis factor alpha (TNF-α),
and therefore, it is unclear what the role of this drug could be
in the pathogenesis of Sweet’s syndrome. Alternatively, the
onset of oral ulcers and skin lesions days after re-induction
of adalimumab, along with a previously documented similar
case, supports an association. $e lack of a development of
skin lesions following multiple infliximab infusions may
argue against a drug-induced etiology or may suggest that
the medication-induced component of this condition is
medication specific. Other than one case study where Sweet’s
syndrome was observed after Pegfilgrastim administration
but resolved following discontinuation and transition to
filgrastim [11]; there is very little literature on this topic.
Lastly, given the known association with inflammatory
bowel disease and this patient’s coinciding flare, Sweet’s
syndrome secondary to a UC flare cannot be excluded.
Regardless of the cause, medication or IBD itself, it is im-
portant to include this syndrome as part of the differential
diagnosis of rashes, skin, and oral ulceration in presence of
IBD and after administration of biologic agents such as TNF
inhibitor therapy including adalimumab.

Data Availability

Data are available from the primary author, Courtney Stead,
upon request (courtney.stead@umassmemorial.org).
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Médecine Buccale Chirurgie Buccale, vol. 21, no. 3, pp. 177–
181, 2015.

[7] N. E. Driban and M. A. Alvarez, “Oral manifestations of
sweet’s syndrome,” Dermatology, vol. 169, no. 2, pp. 102-103,
1984.

[8] L. A. Nestor and A.-M. Tobin, “Oral Sweet’s syndrome oc-
curring in ulcerative colitis,” BMJ Case Reports, vol. 2017,
2017.

[9] S. Voelter-Mahlknecht, J. Bauer, G. Metzler, G. Fierlbeck, and
G. Rassner, “Bullous variant of Sweet’s syndrome,” Interna-
tional Journal of Dermatology, vol. 44, no. 11, pp. 946-947,
2005.

[10] J. M. L. White, G. J. Mufti, J. R. Salisbury, and A. W. P. du
Vivier, “Cutaneous manifestations of granulocyte colony-
stimulating factor,” Clinical and Experimental Dermatology,
vol. 31, no. 2, pp. 206-207, 2006.

[11] B. K. Draper, J. R. Robbins, and G. P. Stricklin, “Bullous
Sweet’s syndrome in congenital neutropenia: association with
pegfilgrastim,” Journal of the American Academy of Derma-
tology, vol. 52, no. 5, pp. 901–905, 2005.

Case Reports in Gastrointestinal Medicine 3

mailto:courtney.stead@umassmemorial.org
https://www-r2library-com.umassmed.idm.oclc.org/Resource/detail/0198509480/ch0042s3459
https://www-r2library-com.umassmed.idm.oclc.org/Resource/detail/0198509480/ch0042s3459

	Sweet Syndrome, Not so Sweet during an Ulcerative Colitis Flare Especially When You Cannot Eat
	Let us know how access to this document benefits you.
	Repository Citation

	tmp.1652367587.pdf.97Uft

