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Successful treatment of Behçet’s disease
with lenalidomide
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SIR, A 43-year-old farmer presented to our clinic with a 4-year

history of Behçet’s disease meeting the International Criteria,1

manifesting in this patient predominantly as chronic mouth

ulceration and lethargy. Therapy during that time included

oral prednisone up to 1 mg kg)1 (minimal response), azathio-

prine (progressive disease), colchicine (complicated by ele-

vated liver enzymes) and dapsone (no effect). For the

preceding 3Æ5 years he had received ciclosporin 150 mg twice

daily with only incomplete relief from his symptoms, and

attempts to increase the dose led to hypertension and renal

dysfunction, and a sensorimotor peripheral neuropathy con-

firmed on nerve conduction studies. Topical treatments

included pimecrolimus cream, beclometasone spray and tetra-

cycline mouth wash, all of which had only a modest effect on

his disease. Significant past history included a left leg deep

venous thrombosis in the context of inactivity early on in the

course of his illness. The patient’s HLA-B51 status was not

known. Over the 2 months prior to presentation to us his

major symptom was recurrent oral ulceration for three of

every 4 weeks. He also complained of genital ulceration and

pustular eruptions affecting the dorsum of his hands and legs.

He was unable to work. Given the neuropathy, thalidomide

treatment was not a therapeutic option.

Lenalidomide is one of a class of agents termed immuno-

modulatory drugs, analogues of thalidomide which have simi-

lar mechanisms of action but with greater potency.

Lenalidomide is up to 2000 times more potent in stimulating

T-cell proliferation and production of interleukin (IL)-2 and

interferon-c thus enhancing host natural killer immunity com-

pared with thalidomide. It also activates Fas-mediated apopto-

sis and reduces secretion of IL-6 and tumour necrosis factor-a.

One promising benefit of this agent is its more favourable

side-effect profile compared with thalidomide: less somno-

lence and neuropathy but higher incidence of cytopenias.2

We commenced lenalidomide after obtaining Institutional

Review Board approval and written informed consent. Ciclo-

sporin was ceased 2 weeks prior to starting the lenalidomide

25 mg daily. At commencement of therapy in December

2005 the patient had two oral ulcers present (7 · 3 mm and

4 · 3 mm) on his soft palate (Fig. 1a). Within the first

month he had a response with only a few small minimally

painful ulcers that lasted 1–2 days and by 2 months he was

ulcer free and has sustained that remission (Fig. 1b). More-

over, his lethargy resolved and his performance status nor-

malized, enabling him to return to his usual farm work at

the same intensity as before the onset of his Behçet’s disease

4 years earlier. He has gained 5 kg in weight associated with

an improved appetite and resolution of oral pain. The lena-

lidomide has been well tolerated throughout except for a

recent below-knee left deep venous thrombosis, a complica-

tion recognized to be associated with both Behçet’s disease

and lenalidomide. There have been no haematological toxici-

ties. Of note, during a temporary cessation of lenalidomide

of 2 weeks, his ulcers quickly recurred and resolved immedi-

ately on reintroduction.

We report, for the first time, a successful outcome with the

use of lenalidomide in intractable Behçet’s disease with a sus-

tained ongoing remission of 15 months.

(a)

(b)

Fig 1. (a) Oral mucosa prior to commencing lenalidomide; (b) oral

mucosa after resolution of oral ulceration with lenalidomide.
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