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Fig. 1 Imaging and pathological findings. (a) Chest X-ray of case 1 on admission. Micronodular
opacities were seen in both lung fields. (b, ¢) Chest computed tomography of case 1 on admission.

Multiple nodules were seen in both lung fields, and hilar and mediastinal lymphadenopathy was
found. (d) Pathological feature of surgical biopsy specimen in case 1 (right upper lobe). Epitheli-
oid cell granulomas were found in respiratory bronchioles, connective tissue of small vessels, in-

terlobular septa, and pleura.
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Fig. 2 Imaging and pathological findings. (a) Chest X-ray of case 2 on admission. Bilateral hilar
lymphadenopathy was found. (b, ¢) Chest computed tomography of case 2. A well-circumscribed
nodule was found in the right middle lobe, and hilar lymphadenopathy was detected. (d) Patho-
logical feature of surgical biopsy specimen in case 2 (superior segment of a left lower lobe). Epi-
thelioid cell granulomas were found within the lymphatic pathways.

Table 1 Clinical features of Lofgren’s syndrome in Japan and major literature

Total in Japan Male

Female Maiia J, et al?  Rubio-Rivas M, et al®?

Number of cases 40 12
Age 39+129 39+143
Male sex 12 (30.0)
Symptoms
Arthralgia 38 (95.0) 8 (83.3)
EN 21 (525) 4 (333)
Fever 32 (80.0) 12 (100.0)
Stage
0 1(25) 0
1 20 (50.0) 5 (41.7)
II 18 (45.0) 7 (583)
1I1/1V 0 0
Treatment
Steroid 22 (55.0) 8 (66.7)
NSAIDs 9 (225) 1(83)
Observation 7 (175) 3 (25.0)
Outcome
Improve 38 (95.0) 12 (100.0)
Ocular involvement 8 (20.0) 2 (16.7)
Cardiac involvement 2 (5) 0

28 186 309
40+131 37=11 398+11.7
29 (155) 60 (194)
28 (100.0) 127 (68.3) 230 (74.4)
17 (60.7) 92 (495) 261 (84.5)
20 (714) 70 (37.6) 106 (34.3)
1(36) 6 (32) 9(29)
15 (536) 151 (81.2) 255 (82.5)
11 (39.3) 29 (15.6) 45 (14.6)
0 0 0
14 (50.0) 13 (7.0) 52 (16.3)
8 (286) ND ND
4 (14.3) ND ND
26 (92.9) 181 (97.3) 261 (84.5)
6 (30.0) 10 (54) 20 (6.4)
2(7.14) ND 0

Number (%) or mean = SD is shown. EN: erythema nodosum, NSAIDs: non-steroidal anti-inflammatory drug,

ND: not determined.
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Abstract

Two male cases of Léfgren’s syndrome

Tomoya Maruyama?, Takashi Ishiguro?,
Taisuke Isono? and Yoshihiko ShimizuP
4Department of Respiratory Medicine, Saitama Cardiovascular
and Respiratory Center, Saitama
bDepartment of Pathology, Saitama Cardiovascular
and Respiratory Center, Saitama

We report two cases of Lofgren’s syndrome that occurred in males. Case 1: A 44-year-old man visited our
hospital because of fever, cough, and arthralgia. Chest computed tomography (CT) scan showed multiple pulmo-
nary nodules and lymphadenopathy of the hilum and mediastinum. We performed a surgical lung biopsy of the
nodules and epithelioid cell granulomas were detected. We diagnosed him with Léfgren’s syndrome (incomplete
type). His symptoms spontaneously remitted, and the multiple nodules and lymphadenopathies had improved a
month after his discharge. Case 2: A 34-year-old man presented to the clinic due to fever, arthralgia, and skin
rash. His skin rash was considered as erythema nodosum, and his chest CT scan showed multiple nodules in both
lung fields and lymphadenopathy of the hilum and mediastinum. He was referred to our hospital for further exam-
ination and treatment. We performed a surgical lung biopsy, and epithelioid cell granulomas were detected. We di-
agnosed him with Lofgren’s syndrome and his symptoms healed naturally without any medication. In Japan, only
a few cases of Lofgren’s syndrome have been reported, especially in males. However, case reports of Lofgren’s
syndrome in males have increased in recent years. There are many variations of Lofgren’s syndrome, and they
may lack the ocular or cardiac involvement which are characteristic features of sarcoidosis. Therefore, we should
carefully consider Lofgren’s syndrome as a differential diagnosis even if there are few typical clinical findings.



