00000 430110020050 683

e[l 0O

oggooooooooon
—goooooooooobbibib—

oo 0O O O go O gooog
oo 00 oo 00O oo 0O0Od oo 00
oo U oo 00 oo U

ddddoo3roddooooooooo@moboodoooobOboO o oDbDooobObOoDoOoOooOoon
00000000 DO00000D0ODOO0OD0DOOODOO0ODOdosummer-type hypersensitivity pneumonitis :
SHPOOOOOUOOOOOODOOOODOOoOOoOoOoooOoooooobooboooooooooo sHPOOOoQ
0000000000000 00000000000000000000000000000000000
OSHPOUOOOOOODOODDODOOOOOOO sHPOOOODDOOOODDISO0O0O0OOoOoOo 340 0oo0O
0000000000000 000o00o0o00o0oo0ooo000Doo0ooo000oo0onn Ke-60

SP-DOSP-A000N0OODOU0ODOOODODOO0ODOODDODODDbDOUODOO
goooOoOoOoOoOoOoOOoOOO0O0O0O0O0ULOUULOUOULOUUOoOUoOoOoOoOoog
Summer-type hypersensitivity pneumonitisC] Familial occurrencel]

Anti-trichosporon antibodyd Serum markers

gooo

0000000 DOOsummer-type hypersensitivity
pneumonitisO 0 0 SHPOO OO OODOODOOOOOO
OOo70000000000DO00OC0COUODOOO
dddddoooooooooboboboboboboooooo
0 OO0 0 O Trichosporon ; T. asahii, T. mucoides0 O O O
ddddooooooooobboboboboboooooo
d0oooOooooooooooogspDooDOoO 37
goddd 1oo0bobo2000d0d0gogogo sHPO O
O00000o0oooU0DooU0ooOoooUooOsHPOO
goddddooooooo

U U

oobO3rooooooooooooobooboOoon

oobooooooboooo

ooboooooooooo

oopboooo

gobooobooooooooo

oboooboboz2000002000000000D0
cooboooooocoobooooooooooboOooon
oooooooooooboooooo

008528501 OOOOO100 7010
oooooz200
oooooDi7o 20 400

OO0020040C 6000000000 O0OOIO 380
0000o00ooo7000000000000D000OA0O
gooooO00ooOoOoOoDoOoOobooooooogooo
0000000 XO0ooooooooooooooo
gOdvr0d120000000000C00DOO

00000000 171.0cmdd 0O 56.0 kgtd O 38.00 O
00 100/68mmHgO 00 80/0 00000000 OOO
000000DO0OD0DOO0DOO00O0O0On fine crackles
oooogod

O0000000Table I O0O0O0OO0OO0OOOOOO
goooOocCcrRPOOODOOOUOOODOODODOOO KL-6O
surfactant proteind SPODOSP-A0D0OOODOOOO
00000000000 Pao, 756 TorrOOOOODOO
O000AaDO. 0 295 Torr 0O ODODOOODODOOODOO
OO0O0OD00ODOCDIco4070 DOODOOOOOODO
0XO0OOOFglaDOOODODOOOoOoDOooooOo
00000 CTOFRig1lbOODODOOOOODOOCODOOO
0000000ooooooooooooooooon
0000000 bronchoalveolar lavage: BALO O OO
OTable 10 000000000000 O0ODODOOODOO
CDh4/CD800000DDODNOONODOOODDOD
0000000ooooooooooooooooon
O00000OFg2000000000OFig.2b000O0O
0od

OO000OOoO0oO0bOOoOoOooooOgsboboOoooooo



684 go0o00d 4301101020050
Table 1 Laboratory findings on admission mother(

Hematology HLA bDQw3 OO0 Arterial blood gases (room air)
OwBC 7,200/l Biochemistry O pH 7457
0 O Neut 81% OoTP 8.1 g/dl 0 PaO2 75.6 Torr
0 0 Eosin 3% OAST 25 lU/L 0 PaCO2 359 Torr
00 Lymph 11% OALT 12 1U/L 0 HCOs 25.0 mEg/L
0 O Mono 4% OALP 297 1IU/L 0 AaDO; 295 Torr
ORBC 464 x 104/l 0y-GTP 16 1U/L
OHb 11.8 g/dI 0 LDH 266 1U/L BALF analysis
OPIt 273 x 10%/ul 0O BUN 11 mg/dl [ Total cell counts 152 x 105/ml
ESR 875 mm/h OcCr 0.6 mg/dl OO0AM 29.9%
Serology [0 O Neut 15.8%
O CRP 0.94 mg/dl Pulmonary function tests 0 O Lymph 451%
O ANA ooo gvce 314 L 0O 0OEo 0.0%
0 KL-6 1,170 U/ml 0 %VvC 101.6% [0 CD4/CD8 0.27
0O SP-A 90.7 ng/ml OFEV1 29 L 0 KL-6 882 U/ml
0 SP-D 262.2 ng/ml 0 FEV1% 91.8% 0 SP-A 2,840 ng/ml
O T. mucoides x 32 0 %DLCO 40.7% 0 SP-D 1,280 ng/ml
O T. asahii x 64 PPD 2x 2 mm

Fig. 1 a:Chest radiograph obtained on admission] mother(J showing reticular shadows in both lung fields.
b : Chest computed tomographyJ mother( showing diffuse centrilobular ground-glass attenuation with

patchy air-space opacities.
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Fig. 2 Photomicrographs of trans-bronchial lung biopsy specimen obtained from the mother, showing alve-
olitis with lymphocytic infiltrations HE stain, bar : 100 umO alJ and a non-caseating granulomatous lesion

O b HE stain, bar : 50 umQ

Fig. 3 a:Chest radiographl daughter(] showing bilaterally decreased radiolucency. b : Chest computed to-
mography daughter(J showing diffuse centrilobular small nodules.
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Table 2 Clinical features of 35 cases of familial summer-type hypersensitivity pneumonitis reported in Japan
Serum Serum .
Report No. year Age/Sex Mgrr:;ztof T. Ab KL-6 SP-D tb;]tgrr: id Chﬁgg:eof recurrence
0u/mi0 | Ong/mi0 Py

180 1982 43/F July N.D N.D N.D O O 0
18/M August N.D N.D N.D O O O
2%0 1984 39/F August N.D N.D N.D O O O
12/M August N.D N.D N.D O O O
3100 1985 45/M August N.D N.D N.D O O O
40/F August N.D N.D N.D O O O
15/M August N.D N.D N.D O O ad

4110 1987 42/F August N.D N.D N.D O O N.D

41/M July N.D N.D N.D O O N.D

19/F August N.D N.D N.D O O N.D
5120 1990 59/M August N.D N.D N.D O O O
57/F August N.D N.D N.D O ] d
6130 1992 35/F July 0 N.D N.D O O O
14/F August 0 N.D N.D O O O
7140 1994 36/F August N.D N.D N.D O O O
8/F September N.D N.D N.D m] m] d
815t 1996 39/M September 0 N.D N.D 0 0 0
38/F September O N.D N.D O O O
15/F August O N.D N.D O O O
940 1998 43/F N.D N.D N.D N.D O O O
14/M August 0 N.D N.D O O O
10160 1997 36/F August O N.D N.D O O 0
13/M August | N.D N.D O O ad
11470 2000 65/M August | N.D N.D O O ad
2/M September 0 N.D N.D O O O
12180 2001 35/F May 0 N.D N.D O O O
9/F May | N.D N.D O O O
13190 2002 57/F August | 525 87.3 O O O
57/M August O 687 374 O O O
14 2003 24/M August 0 N.D N.D 0 O O
24/M November ] N.D N.D ] ] O
15200 2004 9/M July O 1,050 450 O O O
7/F August 0 1,800 450 0O 0O g
Our cases 2005 37/M July 0 1,170 262.2 0O 0O g
10/F July O 1,020 223 O O O

M: male, F: female, T. Ab: anti-Trichosporon antibody, N.D: not described
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Familial summer-type hypersensitivity pneumonitis
—case report and review of literature—

Kanako Sugiyama, Hiroshi Mukae, Hiroshi Ishii, Mioko Ide, Hiroshi Ishimoto,
Tomoyuki Kakugawa, Keiko Hisatomi, Seiko Nakayama, Ryo Shirai,
Yoshitsugu Miyazaki and Shigeru Kohno
Second Department of Internal Medicine, Nagasaki University School of Medicine

A 37-year-old-woman was admitted to our hospital because of chest bilateral reticular shadow with fever,
cough, general malaise and exertional dyspnea in the summer. A diagnosis of summer-type hypersensitivity pneu-
monitis0 SHPO was made by radiological, serological and histological examinations. Her 10-year-old daughter had
chest reticular shadows and similar symptoms. These two patients were positive for serum anti-Trichosporon cu-
taneum( T. asahii, T. mucoides[] antibodies and T. asahii was identified from cultured samples obtained from their
house. They recovered spontaneously after hospitalization or isolation from the antigen. We reviewed the clinical
features in sixteen families with familial SHP reported in Japan. Children aged under 15 years old accounted for
34% and there was no gender difference among patients. This finding differs from the conventionally defined fea-
tures of patients with SHP. Measurements of serum KL-6, SP-D and SP-A seem to be useful for auxiliary diagnosis
and monitoring the disease activity of SHP, especially in pediatric cases who cannot undergo invasive evaluation.



