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Il ZE 5 (pulmonary alveolar proteinosis : PAP)
(M35 & ORI AR S NS —T7 7 2 & v b asiERE
FTHENENRMEEATH Y, BRI L ERE, H
cedEYE (autoimmune : aPAP), %t (secondary :
sPAP), 734 (unclassified) 208 SN 5. A
TR 0% HHCHKIEETH Y, Hi GM-CSF HiikHY i
WTHIET D EEZHLNTWAS. —J, sPAP 3% 10%
& S MM B R W S IR GE 7 L I2He ST 2 6 %o,
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Table 1 Laboratory data on the first admission
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Hematology
WBC
Neu
Lym
Mo
Baso
Eos
RBC
Hb
Ht
Plt
Biochemistry
ALP
AST
ALT
GLU
LDH
BUN
CRE
Na
K

6,640/mm3
65.1%

28.8%

42%

0.2%

1.7%

551 x 10%/mm3
16.3 g/dl
46.50%
23.7%x10*/ml

22510/L
311U/L

36 IU/L
119 mg/dl
292 1U/L
14 mg/dl
0.97 mg/dl
142 mEq/L
42 mEq/L

Pulmonary function test 1

VC
%VC
FEVio
FEV10%
DLco
%DLco

256 L

69.60%

222 L

87.10%

15.38 ml/min/mmHg
60.40%

Pulmonary function test 2

vC
%VC
FEVio
FEV1.0%

170L
47.0%
160 L
91.0%

Serology
CRP 0.2 mg/dl
ANA (DISCRETE SP) %1280
Anti-SCL70 Ab 26.2 U/ml
Anti-SS-A Ab 64.2 U/ml
Anti-SS-B Ab <70U/ml
Anticentromere Ab 111 U/ml
RF 2.0 1U/ml
PR3-ANCA <10 EU/ml
MPO-ANCA <10 EU/ml
sIL-2R 505 U/ml
B -D-Glucan <5.0 pg/ml
KL-6 2,510 U/ml
Sp-D 183 ng/ml
ACE 86 IU/L
PRP/TPAb (=)
HBsAg -
HCVAb (=)
HIVAbD (=)
HTLV-1

CLEIA (+)
Provirus clonality (=)

BALF analysis 1 (right B5)
TCC 33.7x10%/ml
Neu 17%
Lym 51%
Mo 31%
Baso 0%
Eos 1%
CD4/8 127

BALF analysis 2 (right B5)
TCC 3.6x10%/ml
Neu 83.2%
Lym 1.3%
Mo 155%

Fig. 1

Chest X-ray film on admission shows ground-

glass opacities in the lower fields of both lungs.

Pt v b a X 7hik, PUSS-A Pifko LR ZRO . Kk
SESUR D EAIZRD o 7278, KL-6 13 2510U/ml &
7z o7, REBRNGTH 72720 MEL -5
HTLV-1 fitfkizBtETh 72, V) 733K DNA H¥ > 7
T b & A HTLV-1 @ clonality D#iEF CTid 7w
AW AERBD o 72720 HTLV-1 Fx V7 & E Z2 72,
AR RER AT (pulmonary function test (PFT) 1) T
(S L LBEE DI T 2O 2. NIV s ) YRS
Bt cd o 7.

RS R AL X M (Fig. 1) Tl mifl ~ il
B2 TRICHIRE 2RO 2. Wi CT (Fig.2A~C) T
T EEICAE LR E BRCOAT 5T B 5 2R
Fa (ground glass opacity : GGO) 23 V), —HBicsE
51 R SRR & R 72,
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Fig. 2 (a b, c) Chest CT scan on admission shows ground-glass opacities (GGOs) and traction bronchiectasis predomi-
nantly in the lower lobe. (d, e, f) After steroid therapy, GGO and thickening of the interlobular septa, which was
called “crazy-paving appearance,” appeared in the bilateral upper lobe, and GGOs have deteriorated in the whole lung.
Consolidation appeared in the left lower lobes. (g, h, i) Several times the whole lung lavage has remarkably improved

the pulmonary opacities dominant in the upper lobe.

FRERAEIE

PR 0 LAY D ) B & 5o 7243, G
FERL - LT R & 3G BRI B 00 35 7 Sk e 1 34 72
Shemol. EEMTOEERIIRE o7 &
LA T, £ B8 72 b ORELAE LM A4 (transbron-
chial lung biopsy : TBLB) ®JRELAT i ClNlifg R bEAH
FRAEME IR L, BB R o — 3 ASER L T v
725, WML HL 5720 U NBRR M EdiRo e d o
7z, F 72, 4 BS 25 ORETIMNB R (bronchoalve-
olar lavege fluid : BALF) TixiifrEke& V) > 3%ko 5
%3872 (Tablel : BALF 1) &%, ~7u77—Y0O
BEFIIEDT, WbwWwb [Ro L Wbk ORAKEE
DOFTRIE o 72, IBIEIHES il 2> HTLV-1 associ-
ated bronchiolo-alveolar disorder (HABA) 73%&h 1L
JPeg T A M (thoracoscopic lung biopsy : VATS) %
TRRL ML SN, JERE R PN % (nonspecific
interstitial pneumonia : NSIP) %o [ 8 PE i 45 & bR
ZWT LRI TG R BIgt & L.

Wik & 57 VR IR TR PR 8 20S A L L 72 72 9 2008 41 12 A 72

571l F=vnua Y (prednisolone : PSL) 30mg/H I &
LIEEE B L72AY GGO O A LNz 7
T 2R~ (cyclosporin : CyA) 200mg/H &8I L 7-.
L2L, BRI EAL LIRS B L 72729 2009 4E 3 A
WCHABEE o7z ABERE SpO: 12 91% (FBNA) T,

il 37.2°C, THi & B HERIC fine crackles & BEIL L 72.

B-D- 7V 213 600pg/ml & FEfliz "L WBC 16,740/
mm® (Neu 884%), LDH 431IU/L, CRP 15mg/dl ®
FHZBDT. KL61324640U/ml & E&H, 4 b x4
a7 A VA C7-HRP IZBEMET, RO =2 —FET AT 4
A PCRIZEMTH o7, A7 04 FIRBIIKIEDZ L
WG %% & % 2 PSL % 60mg/ H (CHi & L7248, 1
AT R (Fig. 2D~F) 138 SIZEAL LA T L
7z F7z, K TEED—EBIC consolidation 2SHBLL, B-
D- 7V 7 213 242 pg/ml 2 B, ABERE O WE RS 8 A
5 Aspergillus fumigatus 73K S N7z7z80, Ji 7 A ~ov
FOUAREDPIE & H ZPERHE (VK =LA T LFKTY
¥~ B (liposomal amphotericin B), KV 25V — )
(voriconazole)) %#%5-L72. &5, Za2a—FEY AT 4
AMigeDEHEERL, THNRFTHoZ MY X T
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Fig. 3 Histological findings of a TBLB biopsy speci-
men show that alveolar spaces are filled with PAS-
positive granular materials (PAS stain, x40).

Y&+ ANVT 7 X FFH Y =)V (trimethoprim-sulfa-
methoxazole : ST) A7l % Gt (23 = L 72 25 eiRiE
OYEERDOT, BEHGOHLITT 4 AR K5
BElZHibt & 7% o 72, BRI O MR AL T 1B -D- 7 v
7 13 623pg/mlIZI T L, MW CTICTATHED
consolidation DL ZFBDH /2. L L, HWhio GGO i
FER L, WEMEHEABESE (Tablel : PFT 2) OEfT
wROI. HE, SEXHMA L 1T S 7oA Bla
2 BRI L 72 TBLB Mk 2 S 3 B it i3 o
MEBWICEDS Eh oz F72, £iB5 25D BALF
(Table 1 : BALF 2) (&It Chf R 01N % 80,
FEARTIIH O A fumigatus D S 7z, Wi b Pt
W (3577 FY (micafungin), 1 + 523+ —
)V (itraconazole)) O 45-23fkkt N, B-D- 7 h »
i$ 141pg/ml F TIEF L72AKL-61X5198U/ml ¥ T
FHL, MEFOELL 72 GGO DUEDL B R o 7.
HERICHEPUETH 5 720 2 F TORIRFRE R W5 7
ZERNCTME L2 & 25, PAPOWREMEAE 2 Sz,
ZFo7, dEBE#ICHIAT L 72 TBLB #ifk (Fig.3) #
PAS Bt L7-& 25, FiaERNIZ PAS BUSHEDIEER
R PRIRDE OIS 2 380, PAP LBl L7z, 1Lk
B X UM EE R OPGM-CSF H e buikiz &ttt -
22Xy, REMMEDO AT O A4 FEERIIIE L2
SPAP & RYIZFBIT L7z, S8 MEE T I Callithi %
fifT L7z & 2 A KD & L FROEER A I S 7z A
FEt 5 MoEMikiEEiTo728 2 A, MR A (Fig. 2
G~D), MWebERE, HEIERT X TY#E L, KL6 13 981
U/mlZAET L7z, BRefk, #2488 L Tw 55852
OEALIIRO THEBEICRABIZETTH L.
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PAP @ CT [ {5 1 76 (9 12 13 /0N 3% [ P B R IR & /N 3%
NEE ® GGO 2SR L TW 5, bW crazy-paving
appearance £ Wb N AT A% & 5. RITOHE TIL
aPAP & sPAP OWGHT ROMENEH I Tnw5b, B
REYIZIE aPAP Tt GGO 1 FITEFEM ST 5 2 &
73% { geographic pattern (71%) ZR3 DI LT,
sPAP Tl& GGO (T & MiBF 12534 L diffuse pattern (62% )
NSRS H. F 72, sPAP Tl crazy-paving ap-
pearance, subpleural sparing (€N <N 14%, 33% T
LD, BEICEET 0055 W2 LRI ENT
W5, KEFTIEATEA FEEZOWE CT (Fig.
2D~F) 2T diffuse pattern ® GGO & Tj_ZED—ERIZ
crazy-paving appearance X #b®7z. 7z, PAP ® BALF
RIS RO & &R OfE L 7-FL Ao sl
Y. Ao~ 7 27 7 — Y ORERRILT
BEWCLVERLZLY—T7725 3 THY, H80%
23 VHRE TR 20% S E A TH S, PAP X 75% D
JEBITBALICX DB TE 2 EWME SN TV DA,
SPAP 2 aPAP X W 4 Z O W ITWEE 2 2 & 2% <
TBLB, BAL DI VATS # B4 5 Z EHR%W. K
JEFITIZBALFIC TPAPICIAEI 2 Fr iid A o e 2o
7oAt Rk ClRRE L - LBA B o BIGE AT 5 iz,
72, IyE, MY P o Bl GM-CSF H Cdukid &
PETH 572D aPAPIEHEENTH ) sSPAP EE 2 bz,
AIEFI T2 REOmI % (Fig. 2A~C) 13#5 RS
L7 E PAP & L CIIIEMBI T 2B b T L,
#El o> TBLB BEARIZ DWW TR H PAS defa z 380 L 722°
PAP OFi R Do/ &, EMidcistt b ki L
7o FEFAOMERIIMNBZROBE L ZIZFAKTH S
&, HREOHMI D WBROMEETXT%Z PAP &
T 20RNETHLD. Lzh->T, EEERBELT
VR PENG 2 2396AT L CHAE L, ZDH O # T PAP 28
TRPECEE L7 & #5825 4. sPAP OJRIN & LTl
Wi CERERIRE AR, HILR 7 &) R0 I& Gy
iE, BEE (VA %RE) WA, RERERESETON
505, FAIAKIEF D PAP DFEPFIZOWTLUTFO 3D
Ot EE 2 72

9, MEMEMEOWEB AT L7207 2~ F v
AREZ TG PAP 2V RE L2 WREETH 5. T OHE,
HIL %2 DN PAP Ll 7 A OV F )V ASE O FEE IR 1)
DRI HEBRTH 5. PSLE AL BRI X D Hgih
CTIZT GGO DI K%EFED =728, PAP I CyA B
LD T TIIRIELTCw2EEZSL. LarL, CyAl
THTC I 7 ARV N ZIEDOTHRHE & E 2 SN BT
® consolidation ¥ 5 A TR, SHIR-D- 7 A v
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DR EREIREER LT o Tz, 7T AV F )L
AIEDIAERI PAP 2SINBL L2 2 L 2 FERE T 5 2 &A%
T& 74w, —JiT, sPAP TIZEEBDIEHIZ T PAP
HARAEE T 2R b T STV 225, AIERITIX
ili 7 ARV F W ZFEDHRPRBEY L2 02 hb s
PAP DU HE X RO TEMEF T E L2 L, KD
aPAP 212 Bl oM CTIRMIRGSEA 10 B (4.7%) 1ZF&
BEL, 2D BT ANNVEN ZRE (4 61) 2 d %o
722k, REOHHEHNL, ARIEHITIE PAP 2350 L 72
BRI T ARV EN AIEE G LTREDZEZ HN
5.

WU, FBIF % Sy i & L7z sPAP OWREMETH 5.
AIEBNE, H5EE DIBEIR OB ML I w72 S R h o 7z
A, PiEPUA R E o LA BALF o) v osEkE o 1
F1-7» & NSIP # o B I B A il e A5 b 7z, sPAP
OIBERE L L THOREMRE SR ShTBY, K
FEG & FARICA T 04 FEEG S NERY b0 5.
AAEBITIE PSL RGO MEAE O BB OUGE I A b
FIAHZ PAP OB BHTE L L, CyA BN L O PSL
HMEICTPAP OREOHMELRD:. X704 Fih
X PAP I LT IR DA Z Lk, HEROFERELC
THREOHEPSHERIN TR WY, KEFTIEA
TuA4 P& r7uaxK) SO A PAP OFALD
FREZZo2EEZOND.

W%, HTLV-1 ¥ %V 7, & % \WwiX HTLV-1 Bk
il BAZHE D PAP O e TdH 5. HTLV-1 B AT
B L THABA LS NDHEEMESIRIBIN TNV 5.
HTLV-1 %+ ) 7 320 Ao HRCT A & 2 Miid L 22310
TIERFHTRAA30% A SN, Z09) B/AAFER.OE
HiAY97%, &SI JE PO NEE A3 56%, GGO A
52%, VB SCIRERAT51%, /NI [ B BE O I AT 29%,
consolidation 2% 5% (2§85 & N7z, HABA & [ 8 1 Bili
KR E DPBRD 2 DIZKREL 3T H M, WA 72 e B
Jili 2 £ > 72 v NSIP B o) [ PERG 9818, HTLV-1 (2 Bk
L 72BiiZE DR 2 WAL & kS oo H 5. AIE
BITh, WHREOKE CT (Fig.2A~C) 2 & B Al
KO HABA b EHICEF S N7z PAP AV5HE L 72
WIS TR WA, WIBROBED T —#ICAT
O A FHGHIEAL L2 ICIHR L 7B 2
b7, MBWEH ST TIZ PAP 2BEE L T 72 W] Bk
DEETE R,

FeacBMFEL 2@ TIE, HIVLL F %) 712
PAP 23589 L 72 i i 212 v, RIRICBIF % sPAP
DIEFRIRE X 2 & 88% A3 HLAEHRE BN M B % 72
BDTHY, ZOBRMITEA T MEYEA W (adult T-
cell leukemia : ATL) ZSAEFIC PAP 2 &0F L7z 1 AEH]
HEFINTWD, IMHHEIC SPAP 2955 5 JERIZ W]

BT o TV RS, B BIIRE 5 Mk s e S,
T MO EIC L 2~ 2707 7 — Y OIFEMEED B
sl S CTwb. ATL REIED HTLV-1 F+ ) 7
IBWTH, MBI T2 M e TBY, =2 —
EYVRAFAME?R YT N Ay H AEGHEY, ik 2

N7 T A< HEY 7 & H A RLIEGE O 585 Bl 25 i S
TWwh. 2070, KEFTH ATL % Lo H ik &
FIRRIZ, RIEFEFICL D PAP 233 L 720 it 28
b, 27201, HTLV-1 % U 73R TH 100 5 A4
L PAP ORI D X DIV hb b1,
PAP % 389E L 7- W5 3BT THETH L 2 & h 5,
HTLV-1 ¥kt Th s L s (HTLV-I F VU 7T)
% PAP OB LT A L3N E BN S, L
L7285, HTLV-1 ¥ %Y 7 ® 7% T HABA % %%E L
AF0A4 REYZ7OARY) VK BBENESN, &5
VMG % A PE L7 IERNERE S LS. L7ad - T,
AIEBITIE NS DEENHRERICI D PAP H5IE,
EAL L 720l fetEd B & 5T 5.

Lk, WS R GIE R BRI HE%E L 72 PAP & 5 W
5 BARPAP LG SN TV BIEH D %2 2012,
HTLV-1F 2 ) 73 EDL SWEEFN TV AP ERGEL,
JEAEZ HTLV-1 % v U 7 & PAP @ Bk 2 4§
XLEZS.

HEE © PLGM-CSF HEWMAEOMMEIIH 72> TiL, Fridk
FEWER AW GRIZER Y v ¥ —om il ek, &
5 OSSR UL R o 7 — O F 3 Se A iR 7
LET.
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A case of secondary pulmonary alveolar proteinosis during glucocorticoid therapy for interstitial
pneumonia complicated by HTLV-1 carrier

Tetsuo Fujita *”, Yasushi Tanimoto ¢, Akihiko Taniguchi®, Daisuke Nojima ¢, Yoshihiro Miki ",
Kazuhiro Tomita” and Hidenori Nakamura
Department of Respiratory Medicine, Chiba University School of Medicine

Department of Respiratory Medicine, Seirei Hamamatsu General Hospital

“Department of Respiratory Medicine, Okayama University School of Medicine

A 44-year-old man with HTLV-1 carrier was admitted to our hospital because of persistent cough and pres-
ence of ground-glass opacities in the lower fields of both lungs. We had diagnosed him with interstitial lung disease

because of the findings of a chest CT scan and a bronchoalveolar lavage fluid analysis. Although glucocorticoid

therapy was started, pulmonary aspergillosis was complicated, and his respiratory failure has deteriorated in par-

allel with the worsening in lung opacity. After reevaluating his clinical course, chest CT scan findings, and a PAS-

stained specimen obtained by transbronchial lung biopsy, we have diagnosed his disease as pulmonary alveolar

proteinosis. We have treated him with whole-lung lavage under general anesthesia. These treatments were effec-

tive for his respiratory failure and radiographic findings.



