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E X 3L5 ¥4k (Phyllodes tumor) & 3% JERE & 4 il
fE J3 MK o #% (Non-islet cell tumor hypoglycemia;
NICTH)- £ 73k & 52 X ik = FA

¥ 3k

GILHIEEE A5 EFRA T

wm =

3L 34K 9% (phyllodes tumor) 4 4 72 40-50 3R Jo bt » 4m AR IR AN FUAR ) H 4 8k > 7F &A1 5L
LA A o R R R BT R o RO~ 14 B (borderline) A& &Mk o AR 1 + 225k
BT SERBMI G KRB L 130T BT B BE O LR BA% - F Lagis 3
VARG ~ B8~ AR RGN & £ o JERR B 4w io iE 78 MK 2 #E (non-islet cell tumor hypoglycemia;
NICTH) :2 45 oy W B 4m B JE I8 VA 91 04 LA B 8 5] A2 6 I e ¥ 2 o FL 5 3Kk 8 LB NICTH % 4
FR o FUE KB A G & R NICTH A BBy 304845609 7T AR M IR AR 0w PR AL AR R B < 767 0%
FREDIEB IR > BFHEEREES A0 c KM F— 8B RABB L4 RLWEH
ERIUERER B 1A o BEid il E T A0 R E K bE - 4 T3 B BE T 4 AR bE > Fr iR E
98 ZARAR A BT BT 0 SEHEIR RS MR YR 5 B & NICTH 69 £ 41

BASEEA : FLBIEARE (Phyllodes tumor)

FERR S4MAEEERR K MKE (Non-islet cell tumor hypoglycemia; NICTH)

R

=]l

il

16 Fir A 2L 55 I b » 25 IR (phyllodes
tumor) FEANFEFHE R G T H T Z— " B—
T /) CLA KA R IR - AP FLEIERE 0.3 to
0.5% 2 o AN R B ARG = FAEAY « Rk (15
Lt 54 to 64%) ~ EZFEE (12 to 18%) FEE (18
to 35%)° - Hp MR AR REE T Z 2.1
Ao BB A Z SO BRI R E - MR
A st B R ST GE R 0 - (E AR 2 RS B
TFRELAS

J I 1R I A0 e i g PR AR IR (NICTH) Fo V8
PEASE (paraneoplastic syndrome) 3gi i% & 2 4 iy
f e EAR IMURE OF BEE « SR —PIAE 1929 S
Fo IR ZE VT IS © - gAY REK 2 b T B A
B - R R © o JE TR AR A S WK o T R SR
T RIFERR BSR4 KK F- (macromolecules insulin-
like growth factor-II; big IGF-II) * &5 28I
Rzt AR > ANE AT IGF-T 32281 IGF-IT
Zenrncr o FRFHREELRE R 24 - B85
BEHIER IGF-11 2 eSS H MR M pE B E < T3
Jei B IR RS BEAR

WA PRk @R ST LE P LR 9298 &3k BB AR 5k B AT R A
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B IERIBEET) NICTH 2E—FBI(E 1983
RS - ISR E 1984 B 2021 FEF
14 I ZE st - i H. 14 B3R NICTH #Y 2L
B AR IR A F AR R i 20 28 43 o FlTUIBRE E
ZERITE o FE Tl BT R B 75 2R /K il 7
SRAR MRS - AR EEG R RIS 7T UG T8 K8
32 (glucocorticoids) ~ FF#¥# 3 (glucagon) 2 E £H
AJH4 K3R (recombinant human growth hormone;
rthGH) £ JEE AT — 7 2020 4 5 HAEFA
B be a2 i #% M 2L B TEIN R B FE IR
A AR AR U - AE Tl YR IR < T
HIZEH -

R RZEER

5 A s — JHEHE DR 958 5 SR HY 41 ﬁéz’l‘i B
2020 i 5 HRIA EEBHA R 32 - FFliHiE
SRy M B A 2 N S R AR - A 5 T
b o RGEHEEEFRRIMPEE s 21 mg/dl » BkEE
%ﬂ—'y E3V4AMS » VLI e bE by 24 2 S AR B B =

o TR - B8R 37.4°C ~ MLEE 140/76
mmHg ~ 0Bk 91 K/ 43 ~ IFIRGER 18 K /43 -
BEEREERT - EZ2 IR IMAEEETR <30
mg/dl » FAZE2HG T DSOW VU7 S fs i & i
2534 DSS 60 co/hr o 75 HE L i A% Z2E AR 2 08
ﬁ o

IS S B TS B o B SR R MR R AR o AR
MERBEENGHUARFE —EH - K/
20%18*12 057 ( FlEl— ) » AR IS AR

B— : SECRNEEERK -

ﬁ%iZiﬁ BEFNRA R A g B

A2 I B ] Ry B PR - il L O 9 P T
B AL A UAME R R R — o IR Xtk
Bl KUB 2 f S 3 52 o Ik 35 S J1 351 78 JS
J& () BB LB R E LA e SR H s
U RS ke A B BRI R (1.85 27 *1.85 1%
g3 )~ BRI o B MR o HY SR SRR
% 0 R M BUE Ry (AT & 1 hr) 176
mg/dl ~ (2 hr) 152 mg/dl ~ (3hr) 137 mg/dl » [KI}&
FIALAAE - R a2 e IR 73 IR e
—MIIEIFTR2 R -

RN WMZ®E - LR E QT
B 2% /0N FE SR IR By 103 mg/dl » ARy T2
il P 2 W R SR B UE A R A B BT RE
JUHE (hyperadrenalism) » & K B A5 A 4%
e - i REGL AN - ZHREHE g
I P s B S o T JE B AR IR JRR 0 L OF 34 AR R
(fibroadenomatoid lesion with increased amount of
stromal component) * SEPAZE K ST MU HU & -
ot se B AT & YEZEQETﬁH&—FMEﬁ%%
T BB it MR R -

fEFE# AT 72-hour prolonged fasting test
VY 7|\ FRF R 33 #1848 IR BB 7R 55 mg/dl > Hh
MigbaBE AR - BFEEERERE - 18

x— : B MIRRAE

Component Value Reference range
Glucose 33 70-99 mg/dL.
HbAlc 49 4.0-6.0

Insulin 1.3 3.21-16.32 ulU/mL
C-peptide 0.18 0.8-4.2 ng/mL
Insulin Ab 4.78 <5.5%

GOT (AST) 22 15-41 TU/L
Creatinine 0.3 0.4-1.2 mg/dL
Potassium 2.8 3.5-5.1 mEq/L
IGF-I 61.90 107-297 ng/mL
GH 0.06 <5.0 ng/mL
Cortisol 31.65 9.52-26.21 pg/dL
ACTH 48.92 10.00-70.00 pg/mL
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42 [l B B ks 42 mg/dl » insulin ~ c-peptide 5 £ FREMERSHIIGRSIE
serum ketone Y2 {KMY » insulin Ab (&1 » 5 F Component Value Reference range
glucagon FIHGAEE ZEFAGEE4% 20 ~ 30 434 - 5 Glucose 42 70-99 mg/dL
ZIN INE VAN o v11e
SRIMERIE LT85 25mg/d] - FRIR Williams P Insulin <0.2 3.21-16.32 ulU/mL
SHIAERNE B 14 iR 38 B Hfi table 38.9
Jjw ;ﬁfﬁ = L o 5 \ A e eAb\ ,( = C-peptide 0.04 0.8-4.2 ng/mL
=) » SR 2 AR IR RR T RE R 2L 5 .
SEIRATIEEECT pro-IGF-I1 + ZYEITE 55 A0 frsutin 40 W
ﬁg% E[ gzﬁf}jzb big IGF-II ﬁ%ﬁ@zg@ NICTH - IGF-1I 62.90 107-297 ng/mL
Itk I B % GH (growth hormone) 2 ACTH GH 0.16 <5.0 ng/mL
response & + Kl Fs s ZHEER hypopituitarism & Cortisol 14.56 9.52-26.21 pg/dL
neuroendocrine tumor » i [l #%& & prolactin, E2, ACTH 28.82 10.00-70.00 p/mL.
FSH, LH k¢ chromogranin A ©
A = Ay e s _ o Ketone 0.3 < 0.6 mmol/L
EfG T PERE R T AT
1&@% (plasma glucose 35 mg/dL) o ;‘%ﬁj{%ﬁﬁ% TSH 0.66 0.25-4.00 uIU/mL
S50 O [E T LLYS B NICTH @ #8058 7 LR FREE-T4 0.95 0.89-1.79 ng/dL
prednisolone < 2 k2 % AR IMBEFEL: - B T3 111.51 78.00-182.00 ng/dL
EBEEE 1 KK 2L P8 5N VbR 2 12 RN 5 2Ll PRA 1.02 0.60-4.18 ng/mL/hr
: /3 Y ° =4
7t prednisolone W45 FHER ARG - (EBeriE aldosterone 5.21 4.83-27.00 ng/dL
IS A A ~ 0 P R T P e Tl YT B MR i
R o (o ] — s E2 62.10 21-251 pg/mL
TRIBRIMBE BEEM LA R = - BB
5 4 E I TR EUBR T 1T A R [ 4 FSH 5.42 3.4-12 mIU/mL
S0 0 AETFARREG VR 0.1 234 FLEDY A - LH 3.10 3.0-18.6 mIU/mL
Prolactin 35.59 1-27 ng/mL
Chromogranin A 58.30 19.4-98.1 ng/mL
1 mg glucagon 10 mins 20 mins 30 mins
RITRIAE SE 59 87 88

B : WISETEIKEE -
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xR= ¢ {EMBREERISZET - MEILENE Williams RDIMBRIE £ 2020 FHAREE 14 WSS 38 EEf table 38.9
(KIHE b Insulin C-peptide  Beta-hydroxybutyrate ~ Glucagon $lJi#Hl  Insulin

JEAR (mg/dL)  (UwmL) (nmol/L)  (mmol/L) AIMPE LA 8E Pile (SRR IR

i <55 <3 <0.2 <27 <25 i3 IEH

H <55 >>3 <0.2 =27 >25 ] AR e B S SR
= <55 =3 =02 =27 >25 =3 B 349 ~ NIPHS*1
H <55 >>3 >>0.2 <27 >25 (kR Insulin autoimmune

5 <55 <3 <0.2 =27 >25 Rext: Pro-IGF-II (big-IGF-II)
H <55 <3 <0.2 >2.7 <25 fex i JE insulin 8% IGF i

fifizE *1: NIPHS % non-insulinoma pancreatogenous hypoglycemia FIHEE °

Pl 4% # F Prednisolone U5 E R o1 e
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FLB BEIRIEG 2 —BUAE 1938 FEHRE ® - i
IR 25 B 3 1 BEHR P98 (cystosarcoma phyl-
lodes) © E| 1981 F= [ SR A fH A A #E — T Ty 32
NI o AR B DG v b BB A i 2% B S S AU 1
(stromal cellular atypia) * H#hT X H - [HEEE
IR FARE Y R ~ B E M BOE M - I
975 TR R R Ky KL A ) R S A R M A 2
MR Z U ~ f-THEE RETRE A 4-9 KE R
73 P B R 2 AR - RLEIY B - £F
B AL B IR B R

BRI B AE 4549 BB ° - T
SR 2L Pe B R I8 U 38 AE 35 B DA R &
T R AERRPRSRET b3 B0 7 P T ST
HAE - RIS E) ~ P ESTRURE - EMH S22 Y)
Fr e ¥ Ry it b K8t - MESEEINEE RST K
FOE » JER AR/ N8R 47 253 0 20% &
iy o IR EREE A B
T ER RS I Ry i ag e 1k + AEL9RT AT A AR 02 A 3 i
% o

FLIB BEIR I 2 75 3E B NICTH LA & 5018
0 ET R BRI I A A B BB AR 1O -tk
B BMEZEENIAEERE A SR
Gy AR % o Jadl R B BESRER T 4% (/)
0.1 250 ) ~ RS (RINER50) RS
(necrosis) R o KR Al 698 B 3% Fr BEUR T4l
BRI 0.1 253 IEEBIERMEN T2 EHERSE
R UK i S A 2 52 -

ERE T R R YIER - H Tl #x

U - SRR I EER BN R B L RE S

R — B A SR Rz " (B —E Ll
Bl & B 12 M YJBR (wide excision) {538 F 1%
B/INA— 251 0 T e B R AE K Fl7 (revision
surgery) BUHBIIEE (adjuvant therapy)'? ° i /7
XA ESE  [BEARTA0 @A E
YIERTiT (mastectomy) 5 JEREE/ NAFIA 5T » R
FEIERE YIER T (lumpectomy) » R A& fily Y 7L 4F
JErES ] (local control rate) #83t% 85% °

BEFRFHER/ NN —0507 ~ BT
BRI BT KEE AL B ERE VbR lrm IEZL
BEYIERITE » AR MR B R
(adjuvant radiotherapy) ° R & % & R fE1E 5 H
U2 B R W 3G T 50 4% (50 Gy) WU Fol E|
AN BEEAEIEREIR I (tumor bed) ZHY MR ST
10-15 A8 — SR o LA plHER 2 B
e VIR FIMEFHRER/ R 0.1 257 it
1Tl AR E R S SRR LA -

B LRI R A Rt AR
MR 2L BE AR A 1T LA RS dh B b RE 0t
et R LR AR R R8s I 2L
IR R AT « $HE —FAGM A B in
iy B2 - B doxorubicin K[l dacarbazine Ji& /7 kb
i » cisplatin F1 etoposide & 28 & 1 715 R ie
FE 14 o RIEIA Al % Bl Bh (LR 5 1Y LRI L 5%
VY o R E A SN ARG EH R
DIRERSHAR Sy -

NICTH 3 55 4K I B B IR B 17 g 988 74 € 1ML
BELAAD » i 32 B i IR FE HH 43 W J Y big
IGF-I1 » #IH] IS T2 48 53 90 GH » GH RYIR A E# 7

Al (e ) F- 9]

il R

Morales-Vasquez et al
(MD Anderson #EHEHLy ) 960 mg/m? &858 48 /]NEF

Allen et al
(Emory K52 )

Burton et al
(Duke KZ) mg/m? BB =K

Hawkins et al ifosfamide 5 g/m? J\ZK

( =B Marsden AKE2 )

“Pf#a T doxorubicin 65 mg/me Fl dacarbazine ~ FLAFFNEEHEIEy 58% » (H B AIERITIE

=845 doxorubicin F1 cisplatin #8FLSK iR SE 2R - HZ ROt ISR

ZHAG T cisplatin 100 mg/m2 Fl1 etoposide 300 R ESAT I 50% NRTHE/DN » FTE 2 Rilsr

R

MR ZEPIE e g - HFFE 26 k2 01 A
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{# IGF-1 ~ IGFBP-3 (IGF-binding protein-3) }&
ALS (acid-labile subunit) BY4E R TR - B HERE
[ big IGF-11 J¢ IGF-1I Y& =@ dHE g - 38
6 % B RE Y big IGF-11 2 IGF-11 23 175 5 28588
IMAE » SHE A HE ok B R 55 354 52 B A 1 T 72 AR 2R
5SZ1EA (insulin-like activity) » ZI{EER AT
FIEINE ~ BIHII IR IFE B 4 (gluconeogenesis)
FIFF 15 53 f# (glycogenolysis) ~ #iHI A 5 43 fi#
5| %% e AR MRS - SRR B R R RS 22 s
oo

P2 B NICTH 2 7B 7 B FH e R ERF &
Whipple's triad LAAb » B B = i & 75 ZLAE (K M
Wi B I big IGF-11 19 2 & K IGF-11 / IGF-1
e {H 5 Jm(>3) > it H insulin » C-peptide &
B-hydroxybutyrate J#& EAMK T AR HAIZ

Tumour

Glucose
consumption
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B4 Rl AR S IGF-11 / IGF-1 » g s BAl
e LG4 (immunohistochemical stain) HY
W BRI R B EE A T MmN S
IGF-I1 fHAR S 188 - il DUESE T YIBR 1%
R A E I RN B R R B s B 2 B Ry
NICTH -

R EEGE P PITE MR A - B8R
BE 8 E 42 me/dl IR » B FIE 4 » GH ~ cortisol
¢ ACTH response N & 2 7= /L I R (¥ f 2
il HE 3% 38 A4 @ AR MRS 44 - AT DU B EL AR
HERIMPEARRE M % H hyperadrenalism ° F 75
i prolactin $U{E ] DL (Kl Ky 2L 7 He 788 bl 122 iy K
FEREPTELEL - FSH, LH K chromogranin A #{({E
TE i i B 5o B 9028 HEBR hypopituitarism 2

neuroendocrine tumor °

— T'big™-IGF-II —l

l

TIGFBP-1,-2,-4,-6 (-57) —

(Transient?) Ttotal (and thus)

free IGF-II
o| Pituitary
] LGH
v v
Liver f
Liver
LIGF-1,LIGFBP-3 and -5,

1ALS TIGFBP-1 and -2

A J

in a 40-50 kDa complex,

}

LFormation of the 150 kDa complex

TFormation of (mainly ‘big") IGF-IINGFBP(-3) J

o

+

T50 kDa complex/150 kDa complex ratio

L— TBicavailability of both ‘big’ and free IGF-II q

TGlucose uptake

TGlucose uptake

LLipolysis and low
FFA levels

——> TPeripheral glucose consumption
- v N
Muscle Adipose tissue Liver

LGlucose production

: B-hydroxybutyrate
ketog i

| Iﬁ-hyd roxybutyrate |

»
>

| ketogenesis |

Hypoglycaemia

e ——

Bh : NICTH SIRRMIBAIRETREE - MixIIENE ref 15. figure 4 ©
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BRPR - AR DS 75 22 8 NICTH #7116 MR
1 = B S 3R MLE (endogenous hyperinsulinemia)
e [ S5 98 (insulinomas) o JE 8 IR 95 i 50 AY
FEHE K IR E AR ELIMKE <55 me/dl B§ - Hh
Il A% %% insulin>3 pIU/ml H C-peptide>0.6 ng/
ml » B[Ry A4 P e R B SR ILAE - B S 3208 By
— R FLAYIAR A o3 9 B IR R ik
5% (Magnetic Resonance Imaging; MRI) 7] LL{H
EEIPANGAO = S e LRS-y &
Jiti 1T prolong fasting test * [fil §f <55mg/dl FF -
insulin<3 ulU/mL H. C-peptide<0.2 ng/mL » JJl_I
serum ketone<2.7mmol/L » & HFE S FT i % [
B - SEHRERERZET LB R BK L5 BEIN e
LSS IR st e ek P AR LA -

NICTH & YK IR - 18 9% 5 1k Ry 2
Jed U BR B8 HE 17 (debulking surgery) © {ES5fF
FMres A Z 2 F MRS - BRTEBEENN
EREGERER BT EREENE LN - 5
IR = A 0 DURE R AR A G OB 0 SR i
£ o BCERBEY) A DL a8 H A f 7z b
R 5T T B T A B BN big IGF-11 B 1 BR
oo FLART] E RS R 30~60mg ~ AR FER Ky
B S AHRH (dose-dependent) ° H R FuFH-HisR -
SR R R I P Bk v B R A B T I o 1 5B
—HHEEY)EE Ry EH A A K ZE thGH) @ #
8 T oK 2D ) 3 L ek 1) P R A R~ R BN Tk o
W IGFBP-3 k2 ALS » i —25 Jil A i Bt RE Y big
IGF-11 Je e AEny S 2 FH » M thGH &3
IGF-1 5 ] RE R 4 & - FEOR R A iE R
&P NICTH & -

f5

LR ZE RS B R B K 2L B SR B 5
NICTH HYARES 73 5= S SCRRIENE - BRI A 145
IGF-I1 J= AT IGF-T1 fH AR Lty BB 38 18 - 55
B AR A TR A 5 R U)o ek AR il 2 AN T 00 2 '8
& PR AR AR IMUOFS B FHRBR A M B2 B -
B KT 5y big IGF-11 385 43 WA 35 5 NICTH 1R%E
5 TESRENE DRI 5 EL IR P A T e S FR IMLE

BES EEEARAFEER - ¥R SRS
At e M (S e 5 AR R
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Non-Islet Cell Tumor Hypoglycemia Secondary
to A Giant Phyllodes Tumor:
A Case Report and Review of Literature

Yu-Lin Yang

Division of Endocrinology and Metabolism, Department of Internal Medicine,
MacKay Memorial Hospital

Phyllodes tumors (PTs) are an uncommon fibroepithelial tumor composed of a cellular stromal and an epithe-
lial component. Occurrence is most common between the ages of 40 and 50 in females, prior to menopause. They
may be benign, borderline, or malignant depending on histologic features. PTs with potentially malignant of distant
metastasis to lung, bone, liver and brain, generally greater than 10 cm in diameter. Non-islet cell tumor hypogly-
cemia (NICTH) is a paraneoplastic process, and its hypoglycemia caused by tumors other than islet cell tumors.
PT-induced NICTH is extremely rare. Neither the possibility of local recurrence nor the incidence of PT-induced
hypoglycemia is related to its histologic grade. The standard treatment is wide local excision and surgical margin
greater than 1 cm. Here, we present a challenging case of a non-diabetic, 41-year-old woman suffered from refrac-
tory hypoglycemia, even under continuous infusion of dextrose. She is diagnosed with PT-induced NICTH by the fact
that hypoglycemia subsided under glucocorticoid and cured after tumor removed.



